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Abstract

The aim of this study wasto explore quality of life issues ofyoung people in
Ireland with juvenile idiopathic arthritis (JIA). JIA is an autoimmune
inflammatory disease diagnosed during childhood before the age of 16 with an
incidence of 1020/100,000. It is characterized by persstent synovial
inflammation which can cause functional impairment, pain, and activity
limitation ; all of which may affect quality of life.Treatment modalities are not
curative and aim to control the inflammatory process This was a mixed
methods study. 10 obtain multiple perspectives, young people with JIA were
surveyed andparents and clinicians were interviewed.

Findings

The young people perceived that they had a good quality of life. Social support

was found to be a protective factor in buffering thempact of juvenile arthritis.

Parents had a strong role in buffering their children from adverse circumstances

AT A POi i1 OET ¢ OEAEO AEEI AOAT 860 NOAI EOU T,

Parental recognition of the practical difficulties that children were encountering
and pride in their efforts to adapt to difficult situations was a major theme.
Education, school services and future prospects were frequent issues
Socialiation was considered very important. However, srvices and service
organization for young people with JIA were frequently encountered as
problematic. Safety considerations relating to the longterm effects of the
newer biologic medications, and whether they had made the right choices for
their children, were significant concerns for parents.

Conclusions

Persan-centred care from an early age is needed to meet the needs of young
people with JIA acrosstheir lifespan, to optimize their life opportunities and
quality of life. Service provision and service organization needs to be more
collaborative and ccordinated. A dedicated liaison personis neededto co-
ordinate and support young peoplewith JIA and their families to manage and
adapt to the illness and improve their quality of lie. Finally, familiesneed more
knowledge and information relating to the newerbiologic medications.
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Chapter 1: Introduction

1. INTRODUCTION

Juvenile idiopathic arthritis (JIA) is a complex, chronic, inflammatory group of
conditions that begin in childhood and involve persistent inflammation in one
or more joints. JIA can cause serious complications in physical function and can
significantly affect the wellbeing of the young person. Classification of JIA
continues to evolve resulting in better knowledge and understanding of patient
subgroups. The incidence of the disease is approximately 1 in 10,000 and the
prevalence is 1 in 1000 (Friswell 2004; Ravelli & Martini 2007; Beresford
2011). Pain, stiffness, physical functioniinitations and psychosocial issues may
impact on the healthrelated quality of life of the young person.Impaired joint
function, joint destruction, reduced growth and eye problems are potential
complications. The goal of treatment for JIA is to suppreske disease, control

it, achieve remission, prevent damage to joints, and promote the normal
parameters of growth and weltbeing. Chronic pain and loss of education can
impact on career choices, life prospects and employment opportunities (Shaw,
et al.,2006).

Reducing the psychosocial impact of this condition is of critical importance to
strengthen social inclusion and avoid marginalisation and isolation. Normal
daily activities of life can be strained, constrained and constricted. Young
people who hal previously been independent may require assistance with basic
activities of living such as dressing, eating and bathing. As a consequence of
disease fluctuation, symptoms can vary not onlyfrom day to day but also
throughout the day. Symptoms can be shbtle, often, children and young people
do not complain of symptoms, highlighting the need for thorough clinical
assessment (Altschuler, 1997). Disease management is often complex (Wallace,
2010). The condition frequently necessitates visits to specializk medical
services. These can impactonthgdl OT ¢ DAOOI 160 OI AEAI OEI
and education (Sallfors et al., 2002). Many of these young peogiave been
attending hospital outpatient clinics and inpatient units from an early age and

frequently have a welldeveloped personal knowledge of the healthcare system.
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Concerns about altered body image, social acceptance, independence and future
prospects may have an impact on the healtlelated quality of life of young
people with JIA (Barlow et al. 1999). Other commentators suggest that
educational attainment is generally equivalent to that of peers; however,

marriage and employment are less (Packham, 2002; Arkel§autiainen, 2005).

Two health promotion models were used to provide a framework fothis study
AT A O0O0PDPiI OO0 EOd 4ATTAEEITTS8O0 11T AAT 81 x1
Chronic Care Framework (WHO, 2003)4 AT 1T AEET 180 11T AAT j $1 x1
illustrated by three overlapping spheres of activity: health education, health
protection and prevention of ill health (please seeAppendix 1). Health
education provides information and opportunities to influence attitudes and
well-being. Health protection is concerned with safeguarding health. The
concept also allows for the prevention of cenorbidities. This may be done
through a number of approaches including fiscal, social and legislative.
Prevention of ill-health is concerned with reducing or avoiding the risk of ill
health through the use of medical strategies and environmental or sodia
interventions (Naidoo & Wills, 2000). The concept of health protection was
incorporated into this model, which allowed for the development during
adolescence of the young people living with this chronic disease. This concept
captured the vulnerability of the group being studied; for example, the majority
were under the age of 18 and legally were considered as minors. The model
also had the capacity to appreciate the dynamics of the trajectory of the disease,
and through health education it could encapgdate the need for knowledge and
information, preventing ill health and enhancing and promoting health and
well-being. This model also allowed for a pluralistic approach to this
exploratory study. The Innovative Chronic Care Framework (WHO, 2003)
provided a threelevel approach to the study using: a micréevel, a mesedevel
and a macrelevel approach health promotion model to further support the

study.
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A combination of qualitative and quantitative research methods was used in the
study. It was appliedresearch using a pluralistic approach and the study was

underpinned by a pragmatist paradigm.

1.1 Background

The concept of health promotion is a broad one. It aims to assist people as
individuals or groups to optimize their health and weltbeing by endling them to
take more control of their own health through knowledge and education. It is
viewed not as an event but as a process, which promotes healthy behaviours and
endeavours to prevent ilthealth (WHO, 1984). It can also be considered as a set
of values or principles (Naidoo & Wills, 1998). Promoting health is impacted by
many factors including socieeconomic, environmental and political, and is
strongly influenced by the coeordination, co-operation and interagency

partnerships of many disciplines

Health promotion is also related to the prevention of illness. In general terms, the
health of the world is improving, life expectancy is increasing, infectious diseases
are declining and infant mortality rates continue to decrease. People are living
longer due to many factors, including improved nutrition and hygiene. Advances
in technology, and developments in medicine and healthcare provision, have also
had a role in improved life expectancy (WHO, 2006). However, in recent years
there has been a rarked increase in the prevalence of chronic diseases (WHO,
2007). The impact of these conditions can significantly affect the quality of life of
the person with the condition, and also others within the social circle (Cadman et
al., 1991 Thorpe et al.,2009). These conditions require complex responses from
patients and healthcare providers over an extended period of time, often decades
(Unwin et al., 2004). Frequently, the conditions are labile or there are
intercurrent acute episodes that can add to te complexity of the situation (Nolte

& McKee, 2008). Where a cure is not possible, maximising quality of life is an

important health promotion goal for this population.
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In the context of adolescence, a time of immense and unique change -bio
psychosocially a young person with a chronic health condition is confronted
with many challenges that can impact on their quality of life. Challenging issues
that can impact on the young person include: the provision of treatment for and
comprehensive management of tkir chronic disease, the visibility of the
disease, social issues, education, lifestyle, mobility and communication issues
(WHO, 2007). The chronic condition affecting adolescents to be considered in

this work is the auto-immune disease of juvenile idiopéhic arthritis (JIA).

1.2 Aims and Objectives of the Study
The aim of the study was to explore the healthelated quality of life of young

people in Ireland with juvenile idiopathic arthritis (JIA).

1.2.1 Objectives:
0 To explore the healthrelated quality of life of young people with JIA and
compare their views with a peer group.
U To explore the health services experiences of young people with JIA.
U To explore the perceptions of quality of life issues of parents of young
people with juvenile idiopathic arthritis.
U To explore the perspectives of clinicians in respect of quality of life issues

for young people with JIA.
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1.3 Rationale for the Study

The rationale for exploring the quality of life of a group of young people in
Ireland with the specific chronic dissase of juvenile idiopathic arthritis was that,
as a group, they were undeinvestigated. Currently this chronic disease is not
curable but it can be suppressed. An informal request to access information
relating to the condition and services in Ireland launched a search for
information. A registry of young peoplein Ireland with the disease was not
available at that time; consequently it was not known how many young people
in the country had this condition. The characteristics of this particular disese
include a tendency to lack visibility; often it is insidious but it is not benign
(Duffy 2006). These facts were particularly interesting to me. | wanted to know
how young people coped with this condition and how it impacted on their lives
and their quality of life. Treatment protocols and effective health services can
also impact on global weHbeing and quality of life | was interested if these were
issues for young people with arthritis and if so, were their issues being
addressed. A paucity of idfrmation and literature relating to young people
with the condition and available services in Ireland provided a further impetus

to develop a deeper interest in the subject area, as little was known in Ireland

about the specific needs and quality of lifefandividuals with JIA.

Relevant Terms
To avoid repetition the words adolescent, teenager, child, children, young person and
young people have been used interchangeably, and all refer to individuals aged

approximately 12 to 18 years.
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1.4  Summary of Chapters
Introduction
This section introduces the research study, its aims and objectives, and the

rationale for the study.

Chapter 1 7z Literature Review

Chapter one reviews the literature and explores the definition and origins of the
OAOI O ONEMABO A-ODAEDHEGAAT BEGAT EOU 1T £ 1 EZLEAS S8
to be complex and multidimensional, needing a holistic perspective to
understand it in context as it can change over time. Definitions were categorized
as global, component, focused andmbination definitions. The chapter outlines
the available healthrelated quality of life research evaluation instruments for
application with young people with juvenile idiopathic arthritis. Many of these
instruments were developed to focus on physicafunction only, while others
measure quality of life in addition to physical function. Some of the instruments
are very detailed, providing excellent data; however, they could take an unduly
long time to complete, which may cause some difficulty with admistration and
response rate. Generic measures may provide information on global wéléing
but may not be sufficiently sensitive to a particular population. The second part
of the chapter discusses the heterogeneous disease of juvenile idiopathic
arthrit is, its signs and symptoms, its management and its biopsychosocial impact.
The importance of communication and social support are reviewed, the process
of transition from paediatric services to adult rheumatology services is

examined.
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Chapter 2 z Methodo logy

This chapter considers the ethical issues relating to the project. The research
was concerned with a vulnerable population of young people under the age of
eighteen Issues relating to child protection, consent and assent are examined.
Best researd practice issues relating to this population are discussed. Data were
collected from adults too; therefore ethical issues relating to adults are also
examined. Gaining access to research sites and the requirements of their
research ethics committees arealso considered. The second part of the chapter
discusses the philosophical underpinnings of the study, including the health
promotion models used to structure and support the study. The exploratory
nature of the research question shapes the theoreticdtamework, methods and
sampling of this quality of life study. The design of the study needed to be fit for
purpose, and this is also discussed. Issues that need to be addressed include the
appropriateness of the methodology to answer the research quaeh, and
whether the methodology would add value to the study or weaken it.
Triangulating the data and the methods allow for the potential of complementary
AAOGA O1 AT EATAA OEA O1 AAROOGOAT AET ¢ -1 &£
xT Ol Ad AT 1 Oraigdstuesitd the shudyGukiieer promoted a pragmatic
approach to the theoretical framework of the study and are considered in this

chapter.

Chapter 3 z Methods

This chapter details the methods used to collect the data relating to the quality
of life of young people with JIA. Two research methods are used in the design of
this study. Quantitative survey instruments are used with consultant
paediatricians, consultant rheumatologists, adolescents with JIA, and their peer
group without arthritis. Qualitative interviews are used with the young people
to generate questions to use in a health services questionnaire, and also with
parents and specialist clinicians. The chapter highlighted and discusses the

operational issues and challenges relating to the dataltection.

10
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Chapter 4 - Findings

In this chapter the findings of the study are reported. Key findings from the five
phases of the study are:

Phase 1: Seventy percent of clinicians responded that they did not have any
patients with juvenile idiopathic arthritis.

Phase 2: Themes to emerge from the interviews with the young people included
iIssues relating to communications with healthcare providers, proficiency of
healthcare providers, access to allied healthcare services, free medications, and
co-ordinatio n of services.

Phase 3: The young people perceived that their quaty of life was good, also it
compared favourably with a comparator group.

Phase 4: Key quality of life issues to emerge from interviews with parents
included service organization, treatnent management, social support, pride in
their children, and concern related to the longerm impact of medications.

Phase 5: The main issues to emerge from the clinician interviews related to
treatment management, good communications with the young persoand the
family, education and adapting to the iliness, and the need for more -codinated
service provision. They acknowledged that as the young people grow into adults,

new issues emerge and the quality of life issues change.

Chapter 5 z Discussion

The discussion addresses quality of life issues for the young people in the study
with JIA. Adapting to and coping with the iliness are discussed. The importance
of maintaining social interaction with peers and having fun with friends while
having this unpredictable chronic disease of JIA were emphasized. Social
support and social connection were considered strong components of quality of
life and mediating factors in coping with the disease. The discussion addresses
the significance of a health promotia model to structure the study. The study
design combined qualitative and quantitative approaches. These broadened the
scope of the study and gained overlapping perspectives from respondents. The
importance of education at all levels and across the lifpan was considered for

the young people, parents and clinicians. Service organization, communication

11
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and the concept of partnership in patientcentred care were explored. Parents
spoke of the impact of the situation on the quality of family life. Theypske of
how service organization could be improved, but also of the positive work of
clinicians. Transition to adult services, which was a concern of parents and
clinicians, is examined. Looking forward, a model of care for young people with

JIA is propced.

12
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Chapter 2: Literature Review

2. LITERATURE REVIEW

2.1 Introduction
The purpose of this chapter is to review the literature relating to quality of life
and juvenile idiopathic arthritis. The aim is to provide an understandig of the

concept of quality of life and of the disease of juvenile idiopathic arthritis.

The first three sections of this chapter are specific to quality of life and discuss
the concept of quality of life health-related quality life approaches and disese-
specific quality of life questionnaires for juvenile idiopathic arthritis. These
sections are followed by sections relating to the disease of juvenile idiopathic
arthritis and its bio-psychosocial impact on a person with the condition, issues
relating to the principles of management of the disease including pain
assessment and management; pharmacological interventions; social support

and; transition to adult services.

2.1.1 Literature Search

Literature searches were undertaken of the following electroit databases:
Online EBSCO host, PubMed (194Becember 2011), CINAHL (1982December
2011), EMBASE (1980December 2011). The following terms were used in the
search strategy: quality of life, healthrelated quality of life issues, juvenile
idiopathic arthritis (JIA), juvenile rheumatoid arthritis (JRA), juvenile chronic
arthritis (JCA), juvenile arthritis (JA), uveitis, chronic disease, chronic illness. As
the study evolved other areas of the literature were searched using words and
phrases such as: adaption to chronic illness, stigma, communicating with

adolescents, social support and discursive othering.

The language was restricted to English. Books, journals and newspapers were

hand searched also.

13



Chapter 2: Literature Review

2.2 The Concept of Quality of Life

Therearemany A AET EOET 1 O 1T £/ OEA OAOI ONOAI EOU
the approaches to the study of the concept. Currently there is no universally
agreed definition. Often it is used in terms of objective and subjective indicators

and is associated with odber concepts such as happiness, wdbeing and
functional status. This chapter aims to provide a background to the concept,

and to consider the main theoretical approaches to quality of life and the

evolving definitions of the concept.

Historically, phil T OT PEEAAT OAZAOAT AAO xAOA |1 AAA
AT A #EET AOA 1 EOAOAOOOA xEAT NOAOOEITO
AEmFRAAOCAA AU AT 1T £ EAOO AT A AEAIT AT CAOed
adoption of new technologies, new speciat areas, new products and changing
demographics have had a profound effect on the way people live and work. The
economic approach to quality of life is concerned with economic growth. This

is measured in terms of gross national product. Using this pmpach measurable
indicators and outcomes can be objectively assessed and evaluated with a view

to improving systems. On an individual basis this is measured in terms of
acquired material wealth and its impact on the many dimensions of life.
However, the economic approach recognizes that affluence without happiness

does not constitute a good quality of life and what constitutes happiness is not

easily measured (Eiser & Morse, 2001a).

When utilizing an economic approach a quantitative situation does not
necessarily include relevant qualitative issues that are important to the
individual to indicate their perception and interpretation of a good quality of
life. It has been recognized that objective external indicators need to be
enhanced by subjective asssment, which would provide more qualitative data,
potentially providing a more comprehensive assessment of quality of life and an

~ 2 x o~ o~ s

ET AEOEADOATI 60 AEOAODI OOAT AAOS
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-AO0I T x80 jpwuvth pwegcq EEAOAOAEU 1 &£ EOI /
theoretical model to assistin evaluating quality o life and considers variables

such as hunger, thist, loneliness and security.Other variables such as learning,

mastery and selfactualization are also considered by Maslow as significant

areas of human need and have implicationr the assessment of quality of life

(Higgs et al., 2003). Many of these variables are expressed in both sociological

and psychological approaches to quality of life.

AEA APGPOAOOEIT ONOAITEOU 1T &£ 1EZEAE EAO EC
determine the standard of life of people in the United States. Expanding on this

construct other integral aspects of life have been considered to be essential to

quality of life. These include life satisfaction, selésteem, weltbeing, general

health, functional status, and life adjustment (Lovell& White 1990). The
sociological approach is concerned with the social and environmental issues of

quality of life. It emphasizes the significance of relationships and ¢ute (Eiser

& Morse, 2001a). Bradford and Larson (2002) suggest the advantage of this

approach is that there is potential to highlight developmental and

environmental aspects of life that may influence quality of life.

The sociological approach is strongly connected to the psychological approach

to quality of life, which stresses the importance of high setfisteem, autonomy,

control, coping, selfsufficiency, personal happiness fulfilment and social
competence (Abbey& Andrews, 1986; Fry, 2000). Other models, known as

classic models, assess subjgee well-being, happiness, morale and life
satisfaction (Andrews & Withey, 1976; Larsen, 1978; Andrews, 1986). Social
expectations or gap models are based on the disparities between the

ET AEOEAOAI 80 OAAl 1 EZA OEOOAGGEmM$tanckd A OEA
(Calman, 1984; Michalost al.,¢ mmp J38 AEA O1 EOAA AGPAOEA

and their unique appreciation of their life situation support a phenomenological

iTAAT T &£ NOATEOU 1T &£ TEAEA j/8"TUI AR pwxx
(1974), Benner (1985) and Rosenberg (1995) who add to the construct by
OAAT CTEOET ¢ 110 111U OEA EI T OOATAA 1T &£ O
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and its quality but also how the value system of the individual will influence

their quality of life.

2.3 The Medical Approach/Health -Related Quality of Life Approach

The medical approach or healtkrelated quality of life approach emanated from
advances in medical science. New technologies, medicines and treatment
modalities have enabled people to survivdife-threatening diseases, chronic
diseases and traumatic injuries and crises that would have been fatal in
previous times. It was considered important to measure how people were
surviving in terms of functional ability and to determine, following therapeutic
treatment/intervention, if they felt better (Moons et al., 2006). Other reasons
for measuring outcomes included comparing outcomes in clinical trials,
commissioning programmes of care and attaining the point of view of the
individual to assess patiat satisfaction with service delivery. A range of
approaches can be utilized, including elements from the economic,
psychological and sociological approaches. Healtklated quality of life can be
measured at both an individual level or group level andan be both objective or
subjective to assess many domains, including physical functioning,

psychologcal status and social status.

Health-related quality of life approaches have beensed in many adult areas of
ill health. Initial interest was related tothe functional impact of a disease
(Abeles et al., 1994; Binner 1991). Other work extended into the impact of
medical treatments and rehabilitation (Spilker, 1990; Hollandsworth, 1988).
Increasingly, in addition to functional ability, quality of life agproaches are
gaining insights into the impact of the illness and its treatment on physical,
mental and social weltbeing (McDowell & Newell, 1987; Stewart & Ware, 1992;
Bowling, 1991, 2005 Bowling et al.,2003).

The debate relating to the significance obbjective assessment tools and their

sensitivity versus subjective assessment tools continues in heaklielated

quality of life. Day and Jankey (1996) assert that assessing objective

16
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perspectives of quality of life is important, but these are outweighed yb

subjective perspectives and evaluation of quality of life. Social support is
recognized as an important dimension of health and welbeing. Cobb

ipwxedonng AAZET AO O1 AEAI 0O0O6PPI OO AO OEI
that he or she is cared forand loved, is esteemed and valued, and belongs to a

1T AOxT OE T &£ AT i1 O1TEAAOCEIT AT A |1 OOO0AIT 1

affected by social support through positive psychological and behavioural

>

processes (Uchino, 2006). It is thought that socialupport can act as a buffer,

which assists the individual to cope or adapt to stressful life events.

Initially health -related quality of life placed emphasis on physical and functional
ability until the late 1990s/2000s. Quality-adjusted life years (QAL's), that is
life expectancy for quality of remaining years, could also assist in decision
making and allocation of resources. These measures tend to be illnesbased
and to be utilized after the event. The medical approach is strongly influenced
by all of the approaches previously discussed and now endeavours to
comprehensively evaluate the impact of an illness on an individual (Eiser &
Morse, 2001a).

Thus a psychological and sociological perspective focusing on the wider
determinants of health integrated into a healthrelated approach to quality of

life can provide a broader framework in which to examine quality of life

(Raphael, 2000). Bowling (2005), acknowledging the depth and breadth of the

AT T AADPOh OOCCAOOO OEAO NGOG EIO® 1TeaEAGE AN EA

and health is one aspect impacting on quality of life.

AEA 7101 A (AAIT OE / OCATEUAOQCETT j7(/QqQ AAZEE
complete physical, mental and social welbbeing, and not merely the absence of

disease or inEOI EOUG8 | 7 (Health pswinflpeedd by many factors

including level of education, income, environment and access to health services.

The WHO definition of health has strongly influenced the defining of qlity of

life by many authors. Ware (1984) and Aaronson (1988) added other domains

17
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including disease state, physical symptoms, functional status, psychological
functioning and social functioning, expanding further the definition of quality of

life. Spieth and Harris (1996) observe that the physicalnental and social

dimensions noted in the WHO definition continue to remain core to the concept
of quality of life. However, the WHO definition was revised in 1998 to reflect
the greater complexity of the concept. Bowling (2005) suggests that a broad
model is needed to encapsulate the many dimensions of quality of life and

health-related quality of life.

A4EA 7101 A (AAI OE / OGCAT EUAOGETT 10AITEOU 1
AAZFET AA AO ET AEOGEAOAI Oan lid h @A dobrdittof the | £ OE
culture and value systems in which they live and in relation to their goals,
AoDAAOAOGET T Oh OOAT NAOABEADAENRDI AADT O&F& A«
health, psychological state, level of independence, socialationships, personal
beliefs AT A OEAEO OAlI AOGEIT 1 OEEPO O OAlI EAT O ¢/
WHOQOL Group1995:15).

2APEAAI jpwwoudpq OBCCAOGOO OEAO ET OE( PI A
EO 1 EEA &£ O Ul Oeb (A T AEAO OEA bBIET O Ol
multidimensional life experiences, and consequently each person has an
individualistic approach to quality of life, making it difficult to define.

- AAOGOOET ¢ NOATEOU 1T &£ T EZ AR ET 2APEAAI GO
individualistic. It does, however need to include functional ability such as to

care for oneself, and mobility, as these are strongly correlated with sedffficacy

and independent living in the community. Selfefficacy is recognized
increasingly as a vital component in positive wellbeig For example, a person

with arthritis may limit their physical activities through fear of pain. This can

I AAA O OACOAOOEITT 1T &# AAOEOGEOU AT A ET A
physical abilities by reducing their physical conditioning and leding to the

potential for other co-morbidities.
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2APEAATI 60 jpwwywyq 10ATEOU T &£ , EAA 0071 £EI A
O"AET ¢cdh O"AlT1CETCcéd AT A O"AAIT T ET Cé8 4 E
social relations, social integration and scial support and their impact on health.

O" AE W®dou are as a person includes the physical, psychological and
OPEOEOOAT O Aghbvgydwfit in With Adoflel agdEplacg$ includes

physical, social and community belonging0" A AT f thihgg you do in your

life that define you includes practical, leisure and potential growth
opportunities. It also includes adjustments that the person may need to make to
OEAEO 1 EAZAOOUI A AT A OEAEO AOPEOAOGEIT O £

the future.

Carr et al., (2001:1240) acknowledge that the definition of quality of life is a

dynamic one and that in relation to the newsignificant issues of health in the

21tAAT OO0OU OEA AAEZET EOEIT 1T &£ NOAl ewny 1T £ 1
we think about health and health care is changing. The two factors driving this

change are the recognition of the importance of the social consequences of

disease, and the acknowledgement that medical interventions aim to increase

the length and qudity of survival. For these reasons, the quality, effectiveness

and efficiency of health careA OA 1T £#0AT A OAI OAOAA AU OEAE

= o~ o~ N

ONOAIT EOU 1T £ | ELZAS686

Other commentators broadened their perspective, for example Marinelli and
Plummer (1999) included the physical, social, emotional, intellectual, spiritual

and environmental in their perspective on quality of life.

A quality of life perspective can help to inform health policy. Consequently,
quality of life as a concept has become significdgtmore important in health
promotion and rehabilitation. The principles of health promotion include
participation, empowerment, holism, equity, multistrategy, intersectoral and
sustainability (WHO 1998). To promote health, appropriate public policies,
health initiatives and interventions need to be in place. In order to enact

policies and provide these services knowledge and insights about particular
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conditions and their impact need to be generated. Zissi et al., (1998) suggest

that quality of life can be influenced by multiple cerelated factors such as

health, well-being and functional status. They are of the view that quality of life

AAT AA Oi AREAOAMNI AWK Ais O HHAG offidaipantd@K E A O
esteem. Windle etal., (2011:2A A Z£ZET ET ¢ OAOEI EAT AAh OOCCAC
of negotiating, managing and adapting to significant sources of stress or

O O A O iassdisgand resources within the individual, their life and environment

AAAEI EOAOA OEEO AAPAAEQ@Y! GEl AARBADPEAOEIH.
adversity. They suggest that resilience can vary across the life span. Gilligan

(2000) suggests that young people facing adversity can be enabled to be more

resilient if their self-esteem and selfefficacy are supported by othes

demonstrating their caring and valuing of them.

Browne, et al., (1997:301) suggest that in evaluating quality of life there are a

number of approaches utilized, including content analysis of verbal behaviour,

the assessment of personal goals, the assasent of personality construct and

utilit y/preference-based measures.They assert that the common factor is that

ONOAT EOU 1T £ 1 ELZA EO PEAT T 1 AfelintiidgaEaRdA1 ET |
should therefore be definedAU OEA ET AE OE héeadinghyA hehlthA A OT AAS
related quality of life outcomes are measuring both objective and subjective
dimensions of life. Bhatia et al., (2002) view HRQOL as a multidimensional, self
perceived construct that includes physical functioning and activity,
psychological adjustment, social functioning and relationships and overall sense

of well-being.

Sredl (2004) identified six major areas of HRQOL physical, psychological,
personality, environmental, social and future orientation; each of these areas
contains sub-constructs. Bekesi et al.,, (2011)measured the healthrelated
guality of life changes of children and adolescents living with chronic disease
(JIA, cancer and diabetes) before and after participation in a therapeutic

recreation camping programme. Twohundred and fifteen children with a
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chronic disease were surveyed (mean age 13.2 years) using the Kidscreen
questionnaire. They found that the use of therapeutic recreation had a positive
impact on the healthrelated quality of life of the young peopleand in particular

their self-perception.

"I x1 ETC jennudqwq OOCCAOOO OEAO OEA AOEAS
psychological outlook and emotional weHlbeing, having good physical and

mental health and the physical ability to do the things they @ant to do, having

good relationships with friends and family, participating in social activities and

recreation, living in a safe neighbourhood with good facilities and services,

EAOET ¢ ATT OCE IiTTAU AT A AAET ¢ ET AADPAT AAT
perception of quality of life (Farquhar 1995; Bowlinget al.,2002; Bowling et al.,

2003). The World Health Organization (2001) International Classification of

Function in determining health-related quality of life emphasize the need for

more information ol OEA O1T 1 A T £ OPAOOI T Al EAAOI 00
# Al PIETC AT A 3EAOPA je¢nmoedpxpq AEOCAOOO ¢
AOI I O1 AAUbd s 4EAU AOA 1T &£ OEA OEAx OEAO

worthwhile aim. Making today betterA AT A1 01 Al 1 AOGEAOA EAAOO

Quality of life is a concept incorporating physical, mental and social aspects of
life, in many cases related to healthThis is known as healthrelated quality of
life (HRQOL), which can be used for comparativeugposes, to measure disease
activity, to measure functional status, and to assess and determine perceived
health status. It can be a basis for therapeutic decisions, for periodic update and
to provide feedback; it can also be an important outcome measuta clinical
trials (Testa & Simonson, 1996). Farquhar (1995) reviewed the definitions of
health-related quality of life. The definitions were inconsistent and diverse;
some came from a macrdevel approach (societal, objective), others came from
a micro-perspective (individual, subjective). The sociological perspective
emphasized functionalism while the psychological perspective emphasized
subjective wellbeing. Until recent years the concept has been undesed when

assessing adolescents (Bollinger &tl., 2002).
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A growing body of knowledge indicates that physical activity promotes health

and has a strong impact on sociological and psychological health and subjective
well-being with a resultant positive impact on quality of life (Rejeski & Mihalko,

2001; McAuley & Elavsky, 2006; Berger & Tobar, 2007). This has significant
implications for people with a chronic condition that impairs mobility.

However, scholarly debate continues in théealth promotion literature. Rejeski

and Mihalko (2001), recognisitc OEA OECT EEEAAT AA 1T £ ODI (
that the definition of quality of life lacks precision until the preciserelationship

between physical activity and quality of life can be accurately determined.

Kleinman (1988:12), discussing the concept foillness and its meaning to the

individual and the separate entity of the disease process, suggests that
measuring healthOAT AOAA NOAIT EOU T &£# TEAZAA EO A xAU
EI1TTAOO8 ETOI A NOAT OEZEAAIT A liteGrOthd | A8
definition of health provides a more comprehensive and more encompassing
definition of health. This has economic and political implications beyond the

OAT EO T £ OEEO PEAAA T &£ x1 OENn OOEZEAA OI
standardd0 T &£ AAOA AT A OEA OAATEOU 1 &£ ci OAOTI
managed care have implications for the definition of health most likely a more

limited and narrow definition with the potential for greater inequalities in child

health provision (Sclor, 1998).

Patric and Chiang (2000) suggest that healtrelated quality of life refers to

those aspects of life and activities that are affected by health conditions or

health services. Huebner et al. (2004:4) are of the view that healtelated

quality T £ 1 EEA OAGEOOO AO Al OE OEAwWHNItAE OEA O/
I xT AT I blitlisAkcledd ®aBnéthe literature that the concept of quality of

life is multidimensional and complex. Assessing quality of life also needs to be
multidimensional, T OEAOXxEOA 111 U A Btdabod 5 ArbvidddDEA O DO
(Ware, 1984, Stewart & Ware, 1992). Discussing adolescents in particular,

Heubner et al., (2004) suggest that the inclusion of perceived quality of life
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measures in national and internationaladolescent health databases would be
very useful and could provide data to assist with improving service provision

and the health and wellbeing of adolescents.

2.3.1 Health -Related Quality of Life (HRQOL) in Young People

Is health-related quality of life different in young people than in adults? This is a

question that has exercised many commentators on the subject. The lives of

children and young people are different to those of adults. The interests of

children, the type of activities and social netwrking they engage in are different

O0i AAOI 608 #EEI AOAT 60 1 EOAO AOA AEEAA
development across the spectrum of childhood and often proxies, usually
DAOAT OOh AOOAOGy dd Hik e darly Fdark.6The liki@tdré E
OO0CCAOOO OEAO DPAOAT 6006 O mhaycondr @uckeE E1 AOA
2000a; 2000h).

Advances in paediatric oncology and neonatal intensive care treatment
provided an impetus and rationale for measuringquality of life in children.
Lansky et al., (1985, 1987) provided early work on healtkrelated quality of life
measures. These simple measures had a strong emphasis on the clinical
outcomes of morbidity and mortality and are still in use today. Work by Eisen et
al. (1979), Stein (1990)and Landgraf (1996) generated generic instruments for
population surveys of children. It was also common practice to measure the
quality of life of children with different chronic diseases as one cohort and
compare them with healthy peers (Eiser & Morse2001 a 2001c; 2001d).

Who do childen compare themselves with? This issue continues to create
discussion. Continuing to evolve, the measures were becoming more sensitive
and more refined, and new diseasspecific assessments of young people with
chronic diseases emerged. Acknowledging thasurvival rates from what would
have been considered fatal conditions are improving, the residual morbidity
from these conditions can include disability, emotional and learning problems in
children (Newacheck & Halfa, 1998).
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#EAT CAO ET OEA APEAAIEITIGU T A& AEEI AET T A
are becoming more prevalent, for eample diabetes (WHO 2007).asthma

(Vollmer, et al., 1998), obesity (Gortmaker et al., 1987) and hyperactivity

disorders (Swanson, egl., 1995). Greater consideration will need to be given to

these newer areas. The views of the individual child, their level of confidence

and their selfesteem can also impact on their quality of life. As in adults,

assessing healthrelated quality of life in children is complex.

Focusing on the adolescent population, other pertinent aspects of quality of life
are being integrated into tools. These may include school achievement, self
esteem and family support (Starfield et al.,, 1993). Healthcare @viders
typically find the objective and functional measures very useful while parents
and young people consider the subjective measures to be intrinsic amd high
value (Guyatt, 1997).

Rechner (1990) noted in a phenomenological study that the young pelgp
endeavoured to be positive and to adapt to the situation in order to maintain

their normal lives throughout the illness experience and try to get on with life.

These findings have been supported in the literature by Weekes and Kaga

(1994) and Woodgate (2005). Woodgate (2005:8) noted in a study with
adolescents with cancer and the impact that it had on their lives, that they
AAOGAOEAAA OEAI OAIl OAO AO OOOEI 1T AAET C DPOA

Parry and Chesler (2005) commented that adolescents with cancer ed a
number of coping strategies to manage their adverse circumstances. These
included courage, resilience andopefulness. However, uncertainty about the
future and disruption to their normal lives (being normal) could interfere with
their coping mecharisms and impact on their quality of life (Zebrack & Chesler,
2002; Santacroce & Lee, 2006). Cognitive predictive coping, such as being
optimistic and maintaining a positive perspective abouthe course of an iliness,

have a strong relationship with HRQOlamong early survivors of cancer. This
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bi OEOEOA AEODPI OEOEITAI 1T O00ITT1-BOAAAEAOOED
cope with adversity. Tsakogia et al., (2011) reported similar findings in their

work with adults with chronic musculoskeletal pain.

Bowling (2005) suggests that life is not only about surviving but it is important

to be able to thrive. Therapies need to be assessed on the basis of their

I OOAT T AOh ET x x1 OOExEEI A OEAU AOA AT A E
quality of life. The overaching consideration is the therapeutic value of the
OEAOAPU AT A OEA AEEIlinie@d Réséaldh a3seBidgQrei 1 6 O
quality of life of young people needs to be done sensitively and only in their best

interests. This can lead to discussiohT A° AAAAOA xEOE EOOOAO
OET Ol A xA AOEed 3EI OI A OEA DAOAT OO AA A
DAIT P11 A6O0 NOAI EOQU 1 £ |1 E Akepdrt®Age &nld &ruithof OEA U’
EITTAOO AAT EIDPAAO 11 -©gofing@ssdssmbri @iser,i £ OE
1995; Rosenbaum et al., 1990)However, using parental proxies may result in

I OEAO 1 EIi EOAOEIT O ETAI OAElT ¢ OEA Ui dic b
excluded, parental anxiety and their level of adjustment to the situation

impacting on the assessment of quality of life (Dahlquist, et al., 1994; Thompson,

et al., 1992). Other writers (such as Achenbach, et al., 1987; Canning, et al.,

1992; Hinds, 1990) suggest that multiple informant assessments of quality of

life provide differAT O DAOODBPAAOEOAOh ET Al OAET ¢ OEA U
this pathway could provide a more complete assessment of the situation. Kazak,
SegalAndrews and Johnson (1995) support this view that childhood illness

impacts on all members of the family ait.

Jacobson et al., (1997a, 1997b, 1997c) discuss the importance of longitudinal
studies assessing the quality of life of young people with a chronic disease. They
make the point that quality of life can evolve during the life course and the
continuum of the chronic disease, leading to significant adjustments or transient
reactions occurring at different intervals of this disease trajectory. Cross

sectional studies may not have the capacity osensitivity to capture these
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changes or developments thata@n occur on the continuum of the trajectory of

the disease; however, they do present a moment in time.

2.3.2 Health -Related Quality of Life z Measurement Issues

Measuring healthrelated quality of life can provide information about a
b A O O hdalth Gtatus and global wellbeing. It can assist in assessing the
impact of treatment modalities and may provide information on the
psychological impact of the condition. If the instrument used is sensitive tool it
may pick up more subtle risk factors or problems It can also generate new
knowledge about the condition, leading to potential changes in treatment and
changes inthe provision of services. Acquired knowledge can be a basis for
future development of diagnostictherapies. It can also be a basis for h#hcare
systems to adapt their systems to provide more appropriate care, and the
POl OEOCEIT 1T &£ POAAOEAAI ETEOEAOEOAOKh EAAI

supporting patient empowerment.

Chronic diseases have wide ranging effects, not only ohet patients affected
directly by the condition but also on their families. This can have a resultant
impact not only on individual quality of life but also on the quality of life of the
family unit of the person with the chronic disease. There can be rigcocal
effects of chronic conditions and adolescent development (WHO, 2007; Simon,
2002). Treatment and side effects of treatment can also impact on growth and
development (WHO, 2007).

4A0AEAO jcnnmeodoooq OOCCAOOO OE Adbegodd=A EI B
the physical symptoms and functional disability, and impacts on development,

mental health, behaviour, seHesteem, the development of normal social roles

(peer and family-related, school and workrelatAAh AT A AAl E1 U &£0I1
While it is important to retain the coventional measures of physical functioning

El xAOAOh A AOT AAAO i1 OA Aii PpOAEAT OEOA bPE
be gained by assessing their health related quality of life including the impact of

treatments and procedures (Hatziagorou et al., 2002). Sredl (2004)
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balance of their quality of life.

Until relatively recently this area of assessing the quality of life of young people
had been negleted. Adult quality of life assessment tools have been available
for several decades; however, this has not been the case for children and
adolescents. The appropriateness of using adult measures with children has
raised concerns in the literature (Eiser& Morse, 2001). In general, the lives
and activities of young people differ greatly from those of adultsAdult generic
measures to assess the quality of life of young people need consideration in
relation to issues such as appropriateness of domainsd items, developmental
level, and the AEET AOAT 6 O AT @Wiliziag &IGIA disedde &pkcifi© 8
instruments with children, differences in aetiology and management of the
disease also need to be considered (Levi & Drotar, 1998Many commentators
suggest it is important that the questionnaires/instruments used to measure the
health-related quality of life of children should be developed specifically for
young people (Levi & Drotar, 1998). These should be influenced by theories of
child and adolescentdevelopment and theories from social psychology and
sociology, and validated by an ageppropriate population (Eiser & Morse,
2001a; 2001b; 2001c; 2001d;Tucker, 2006).

Adolescence is a time of transition and the lives of adolescents are in a state of
flux and change. These changes are taking placm their physical and mental
development (Westbrook & Stein, 1994; Newacheck & Stoddardl1994;
Oldehinkel et al.,2004). Adapting to new environments, ér example changing
schools ormoving from secondlevel to third -level education, ca often present
challenges for young people with and without a chronic health condition.
Coping with a chronic disease in adolescence can be problematic and can impact
on many facets of life, including academic performance (Shaet al., 2006).
Bullinger and RavensSieberer (1995) suggested that there were few studies

relating to the quality of life of young people with a chronic disease; empirical
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work was scarce with few sufficiently sensitive instruments to assess health

related quality of life in children.

Duffy et al., (1993) compared the level of agreement of young people with JIA
and their parents for physical and psychosocial functionlt was noted from the
questionnaire results that there was a high level of consensus physical items.
However, on psychosocial items the level of agreement was significantly
reduced. This has implications for treatment regimens, communications and

clinical decision making.

The healthrelated quality of life of adolescents continues tobe under
researched. Also, there continues to be a need to assess crosural HRQOL

on a high psytometric level (RavensSieberer et al.2005).

The literature suggests that the terms quality of life and healthelated quality of

life continue to be defined by commentators. The continuing expansion of
domains of the concept is increasing its dimensions and complexity, adding to

its holistic and dobal approach. However, it is also creating uncertainty and
difficulty in its measurement. Bandura (1997 refers to the role of selfefficacy

and its implications in coping with chronic disease. Seéfficacy concerns itself
xEOE OEA DPAOOIT Al EOACIi AT O AT A AAlI EAE
associated with personal mastery, vicarious experiergs, verbal persuagn and

physiological feedback.

Bandura (1977) suggests that this seltonfidence predicts that the more
confidence a person has in their own capabilities of coping with and controlling
threatening events, the more resilient the persorwill be to traumatic events,
experiences or life stressors. The age, stage of development, psychological and
sociological characteristics of a person will impact on how they cope with a

stressor and undoubtedly on their quality of life.
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A range of measues are available to assess healitelated quality of life. These
instruments can be generic or conditionspecific. Generic instruments can be
used across a range of conditions while conditiospecific tools are scored to
reflect the problems associated wh the specific condition. Scott (2000:1)
suggests that 'there are tradeoffs between simplicity and sensitivity and
AAOxAAT OOGET C ZEATEI EAO AT A O1 OO0OAI ET 00O
appropriate in a clinical trial to include both a digasespecific and a generic tool

to assess health status. These tools assess disease activity/progression and
functional ability. If these tools are used on a longitudinal basis they can
provide a useful comparative basis for treatment, assessment and iew.
Kelley-Gillespie (2009:262) has identified a number of issues with existing

quality of life measurement instruments, including:

Jhe lack of consensual quality of life definitions or constructs and domains
being measuredthe lack of rationale for sing a particular measurement scale,
the lack d use of summary measures, anthe lack of indepth investigations

into client perceptions of relevant importance of various components of quality

of life.d

Kelley-Gillespie also debated whether there were aurate healthrelated
quality of life comparisons between populations (e.g. disabled adults, older
adults, and children) and methods (e.g. interview, observation, self

administered survey).

The most commonly used conditiorspecific tools for adults with theumatoid
arthritis include the Health Assessment Questionnaire (HAQ), the Arthritis
Impact Measurement Scale (AIMS) (Meenan 1980) and the McMastesronto
Arthritis Patient Preference Questionnaire (MACTAR) (Tugwell et al., 99).
The most widely used gneric instrument is the SF36. As a shorter but valid
alternative to the SF36 the SF12 has been developed as a mulpurpose
generic measure of health assessment. The -$E continues to gain

considerable interest(Ware, Kosinski & Keller, 1995).
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The Health Assessment Questionnairéncludes questions addressing functional
status, physical discomfort, psychologicalvell-being, treatment side effects and
economic impact. These tools aimed to integrate the broad WHO concept of
health and address specificareas pertinent to patients with a rheumatic
condition. Tucker (2006) is of the view that the ideal instrument should be
user-friendly and straightforward to use and score. It should be applicable to a
wide age range and toa diverse ethnic population. The instrument ideally
would need to be able to measure physical function and quality of life. It should
also have discriminative ability and its reliability and validity should be

apparent.

2.4 Disease-Specific Questionnaires for Juvenile Arthritis

It was in the late 1980s that the first diseasspecific instrument for juvenile
rheumatoid arthritis was developed to assess the impact of the condition. This
was known as the Childhood Arthritis Impact Measurement Scales (CHAIMS)
(Coulton et al., 1987) andvas a modified version of the Adult Arthritis Impact
Measurement Scales. There is only one study published on the evaluation of this
instrument. Several scales are not applicable to children under six years of age
and although the scale to measure pain emnonstrated good validity and
reliability, other dimensions of the instrument were not considered to be

sufficiently sensitive.

24.1 The Childhood Health Assessment Questionnaire (CHAQ)

Published in 1994 and comprising of two indices, disability and disenfort, the
Childhood Health Assessment Questionnaire (Singh et al., 1994) was developed
from the HAQ. The CHAQ has demonstrated excellent reliability and validity,
has been translated into a number of languages and continues to maintain its
reliability and validity (Singh 2001). This instrument does not attempt to
measure weltbeing, psychosocial function or overall health; notwithstanding
this, the instrument is considered to be an excellent tool within its rangeLam

et al., (2004) suggest that the reised version of the CHAQ is more sensitive and

less likely to have a ceiling effect, particularly with patients with oligoarthritis,
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where it had been noted that there was a tendency of clustering at the normal
end of the scale.However, Tucker (2006) suggess that the CHAQ may not be
sufficiently sensitive to capture information relatingto clinical changethat may

occur in patients with JIA,or growth delay or growth disturbances.

2.4.2 Juvenile Arthritis Functional Assessment Scale and Report

The Juvaile Arthritis Functional Assessment Scale (JAFAS) (Lovell et al., 1989)
requires a health professional to observe a child carry out 10 physical tasks.
Tucker (2006) consider the JAFAS to be good instrument. However, the need
for a trained observer andstandardized equipment are limiting factors. The
Juvenile Arthritis Functional Assessment Bport (JAFAR) is an instrument
completed by the patient or a parent. Both of these tools were developed from
the AIMS and the HAQ and the McMaster Health Index &3tionnaire (Chambers
et al.,1982). Demonstrating excellent reliability and validity, the tool is used to
assess the patient perform physical tasksTucker (2006) indicates, lowever, it

can only be used with children over the age of seven.

2.4.3 Juvenile Arthritis Self -Report Index

This is a very detailed and comprehensive tool developed from the MACTAR. It
iIs aimed at identifying physical tasks that are problematic, indicating the need
for rehabilitation. These problematic areas are assessed and fbdr evaluated
sequentially. This instrument can only be used with childrerover the age of
eight. Completion time is lengthy due to detail and exactness (Wright et al.,
1996).

2.4.4 Juvenile Arthritis Quality of Life Questionnaire

This instrument (JAQQ)Duffy et al., 1997) not only measures physical function
but also includes psychosocial quality of life and can be administered to all age
groups. Currently the unique patient scoring system makes comparisons
between groups problematic. Themeasure has @émonstrated excellent validity

and responsiveness.
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2.4.5 Childhood Arthritis Health Profile

The Childhood Arthritis Health Profile (CAHP) aims to assess both physical and
psychosocial function. It includes both generic and conditiespecific scales.
The generic scales of the CAHP are from the Child Health Questionnaire and
comparisons can be made across other populations of children. This is a
detailed, comprehensive instrument with a lengthy completion time more likely

to suit longitudinal research sudies than the clinical setting. It measures the
impact on function of physical function, pain, emotional and behavioral function,
mental health, selfesteem and morning, the specific impact of JIA on school and
social function, family function and the inpact of JIA on parent emotions and

their time for themselves.

2.4.6 Paediatric Rheumatology International Trials Organization
Clinical Assessment

The Paediatric Rheumatology International Trials Organization developed a set

of core outcome variables.These include patient or parent global assessment of

AEOAAOA Ei PAAOh DEUOEAEAT 60 cCcii AAl AOOAO

limited joints, an index of inflammation and a functional assessment by parents.

This is a clinical functional assessment tdovhich could be used in conjunction

with a quality of life tool to provide a more comprehensive assessment of the

Ui 61 ¢ PAOOGT 1860 AOOOAT O OEOOAOQEIT 8

2.4.7 The Pediatric Quality of Life Inventory (PedsQL)

This 23-item modular instrument was developed to masure the quality of life

of young people aged 28 years. It comprises four scales which measure

physical, emotional, social and school functioning. The generic core measure

can be integrated with PedsQL disease specHspecific modules. The disease

specific module has five scales which measures pain, daily activities, treatment,

worry and communication. The instruments are available as chileéelf report

and parent proxy-report. These instruments have demonstrated reliability,

validity and responsiveness in both the core instrument (PedsQL 4.0 Generic
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core scales and the rheumatology specific module (PedsQL 3.0 Rheumatology
module) (Varni et al., 2002).

2.4.8 The DISABKIDS Health-Related Quality of Life Measure

The DISABKIDS questionnaire is a Eurepn quality of life assessment tool
devised within the Fifth Framework Research Programme quality of life and
management of living resources. It aims to assess the psychosocial impact of

chronic health conditions on quality of life. Bullinger (2002:198)defines quality

= 2 N A A

I £ TEEA AO OOOAEAAOEOA DPAOAADPOEIT 1T &£ EAAZ

and functional domains. It is represented in terms of well being as well as
AOT AOET T ET Ccé8

The DISABKIDS healtelated quality of life chronic/generic quedionnaire has

six dimensions: independence, emotion, social inclusion, social exclusion,
limitation and treatment. These have evolved from the three domains of
mental, social and physical HRQOL as conceptualized by the World Health
Organization. This questionnaire embeds generic questions, which can be used

for comparative purposes with healthy peers.

The DISABKIDS conditiorspecific instruments evaluate the healthrelated
quality of life of children and adolescents using conditiorspecific
questionnaires for the following conditions: asthma, arthritis, dermatitis,
diabetes, cerebral palsy, cystic fibrosis and epilepsy (Peterson et al., 2005;
Simeoni et al.,2007; Sandeberg et al., 2010). The arthritis questionnaire has
been developed to supplement the [BABKIDS chronic/generic questionnaire. It
focuses on physical symptoms and limitations. It has two main domains,
OEi PAAOS AT A OO1 AAOOOAT AET cd 8

The impact scale is divided into two sub-domains, pain and limitations. The
OEi PAAOS OAAI AicahhriptoAadditiar effe&isfof tReEliSe@se on
activities of daily living. These include pain and functional and social limitations

that the young person may have as a result of the disease.
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TheOO1T AAOOOAT A&sibed dedped tA assess the satimpact of
the disease on the person.It evaluates social inclusion, social exclusion, and

empathy of peers and teachers.

The DISABKIDS questionnaire is the instrument being used in this project. Its
userr-FOEAT AT U 11T AOI AO /&l Ohknil the érddridied gedericO, E E A (
guestions allows it to be used with a group of healthy peersThe domains of the
DISABKIDS tool are independence, physical limitation, emotion, social inclusion,

social exclusion, and treatment.

The domains of the generic compoent are physical weltbeing, psychological
well-being, moods and emotions, selfperception, autonomy, parent relation
and home life, peers and social support, school environment, bullying, and
financial resources. The domains in these tools were thought be more

comprehensive than in other tools considered.

This questionnaire is also available in several languages, potentially enabling
comparative work in similar small populations in Europe. This arthritis disease-
specific questionnaire had embeddedn it both generic and conditionspecific
health-related quality of life questions to be given to the group with JIAAn
advantage of this tool was that there was also a separate shddrm generic

guestionnaire that could be given to a compator group without arthritis.

Emery (2004) suggests that while some instruments have been standardized

and validated across populations they are not necessarily sufficiently sensitive

O0i Oi Aill mI OCAOOAOCEIT O ET &O01AOGETT T1T0O0 O
movement. Emery also makes the point that new technologies and therapies

can provide excellent information for studies; these include gaitanalysis
laboratories, although currently this is expensive and inaccessible for many. In

the future it is possible that a multidisciplinary approach to assessing health

related quality of life could provide a more comprehensive view of the young

PAOOI 160 A&OI AOEiIT Al AAEI EOEAO AT A NOAI EO
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When assessing patients with JIA a global approach, including the effects of
persistent damage or nonreversible damage, needs to be consideredOther

iIssues that require assessment include reversible active inflammation, pain and
functional status (Palmisani, 2006). The historical pathway of outcome

measures for juvenile arthritis first commenced in the 1980s and concentrated

IT AEOAAOA AAOEOEOUS $00ET ¢ OEA pwwmO
functional ability. Further development took place during the 2000s to include

disease activity, functional ability and healthrelated quality of life. There is,

however, no validated tool for the definition of remission of the condition

(Zulian, 2003). Janse et al.,(2005) note that there can be substantial
AEOAOAPAT AEAO ET DAOAT 006 AT A DPBEMGEAEAT O
and quality of life of children with JIA; parents were more likely to provide a

lower rating.

Duffy (2004) acknowledges that there is a need for greater assessment of the
health status, functional status, quality of life and socioeconomic status of
individuals with JIA in order to provide a more comprehensive and complete
assessment of young people with the disease. Duffy also indicates that there
continues to be problems associated with JIA that are not beingdequately
addressed, for example high rate of arthroplasty as a result of joint damage,
and increasing problems of osteopenia and osteoporosis, which can have

enduring and longterm effects.

Sawyer et al., (2005), in a 12nonth prospective study, compared healtkrelated

guality of life (HRQOL)coping strategies and experience of painDespite many

I £ OEA Uil 01 ¢ DPAT Bl A &d reitivalyl mild) DA HRGOAET ¢ O«
was found to be significantly worsethan their peers. The reasons for these
differences can be multifactorial and individial. For example, communications

with adolescents can be problematic for parents and consequently their pain

may go unrecognized. Sawyer suggests that young people may internalize their

problems and only externalize them at a remove from the family home.
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Recommendations for clinical practice include the implementation of new
approaches for early identification of problems before they become more
severe. Sawyer also suggests that it is important to be aware that reports from
either the young people or tke parents may not accurately reflect the

perceptions of the other.

Service delivery, its timeliness, its effectiveness ahefficiency is another factor
associated with healthrelated quality of life (Guyatt, 1997; Hack, 1999; Chernoff
et al., 2002; Law eal., 2002 BSPAR 2009; ARMA 20}0

The issue of capturing depth of information when using questionnaires as a tool
arises also. Wolfe and Sirios (2008), using both a generic and a conditien
specific questionnaire to explore the quality of life experienes of adults
(n=282) with inflammatory bowel disease (IBD), noted that a number of
dimensions of HRQOL were not captured using these measures including
cognitive, selfregulation and practical dimensions. Asking the participants the
openAT AAA RNOROOERD Prs$s AEEAAOAA Ui 60 AAE]
rich source of data. The focus of the research was on the daily activities of the
person and the impact of the disease on these daily activities rather than the
overall impact of the disease.This study provides support to the argument for
the use of both a questionnaire and an interview to provide the richest range of

data.

2.5 Summary

In conclusion, health and quality of life are intrinsically linked. Healthrelated

guality of life is the assessmet of quality of life within the context of clinical

medicine and clinical research and describes an approach used to assess
development and functioning (Fayers & Machin, 2002). This approach focuses

IT OEA DPAOEAT 006 O1 ENOA heidwedh A QuEEA O | £
of angles including physical, psychological and social domains (Sawyet al.,

2004). Often these multidimensional terms quality of life and healthnelated

quality of life are used interchangeably, frequently causing confusion. I$
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recognized that healthcare providers may be able to influence certain limited
AOPAAOO T £ A PAOOI 160 NOATEOU 1T £ 1 EAA OA

their more global perspective of quality of life (Tucker, 2008).

Parts 1.1:1.3 of this chapter have outlined the available instruments for
application with young people with juvenile idiopathic arthritis. Many of them
have been developed to focus on physical function only, while others attempt to
measure quality of life in addition to physicafunction. Some of the instruments,
for example the CAHP, are very detailedlhese can provide excellent data, but a
limitation is they can take a long time to complete, which may cause some
difficulty in administration and response rate. Using a glob&a and holistic
approach, more reliable and sensitive measures are needed to evaluate the
health and quality of life of patients with JIA, which is such an unpredictéd

disease.

Generic measures may provide information on global welbeing but may not be

sensitive to a particular population. In an era of electronic innovations,

including interactive computer games, some of these instruments discussed and

OET OA 1T &£ OEA EOOOOA xEI 1l Al OAOEOEAG M AUGER
young people, tocapture the depth of information, the particular perspective

and the intereq and response of young people.
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2.6 What is Juvenile Idiopathic Arthritis?

Juvenile idiopathic arthritis is the umbrella term for a group of chronic
inflammatory arthritis conditi ons that occur in young people. The aetiology is
OTETT xT AT A OEA AEOAAOA EO AEDAOAAQABE WA,
remissions. The disease is variable andcan be difficult to diagnose. The

diagnosis criteria include the condition commencing bfre the young person is

16 years of age, the episode lasting for more than six weeks and where known

causes have bee excluded (Cassidy & Petty, 2000 $ AOEAOT T h ¢nnmnQgs
AAZET AA AO A Ul 01T ¢ PAOOIT O1 AAO LBA ACA
OEA EI1TAOO OAI AET O OTETTxTh AT A OAOOEOE
OAEET ¢ DPI AAA ET ETET OOh AEAOAAOAOEUAA AL
(Beresford 2011:162).

The disease can persist into adulthood and can have significantonbidity
(Selvaag et al., 2006; Van Rossum et al., 2003; Zak et al., 2000; Minden et al.,
2002; Bowyer et al., 2003; Packham & Hall, 2002)his section aims to provide

an overview of the complexity of the signs and symptoms of juvenile idiopathic
arthritis. It does not aim to provide a medical textbook account, but rather to
indicate the opportunities for multi-strategy health promotion strategies in a

variety of settings.

Juvenile idiopathic arthritis (JIA) is a heterogeneous autoimmune disease
characterized by inflammation in one or more joints. Many commentators agree
that two thirds of young people with the disease in childhood will not continue
to have the condition as adultshowever there is a significant number who will
have it during their adult years (Gowdie & Tse 2012; Cassidy et al., 201Qgn et
al., 2002; Gare & Fasth, 1995; Cooper 1994.onsequently, early diagnosis and
referral to a specialist centre are critical to minimize joint, growth and other
potential problems (BSPAR 2010)

Emeld j¢nmtidgpopwcqg OOAOAOG OEAO OAAOI U EAAT (

disease and aggressive intervention with a combined medical, rehabilitation,
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psychosocial and rarely surgical approach, should allow most affected children
to reach adulthood with EOOT A T O 11 AEOAAEI EOQUG 8

Typical symptoms of juvenile idiopathic arthritis (JIA) include morning stiffness
and stiffness following a period of inactivity. Acute and chronic pain, swollen
joints, limited mobility, functional impairment, fatigue, lack ofappetite and
generally feeling unwell are all features of the condition.Young people with JIA
can presentalso with non-specific musculoskeletal signs and symptoms, which
can include painless joint inflammation. Laboratory results may also be within
the normal range (Junnila & Cartwright, 2006). Len et al., (2006) acknowledge
that the initial signs and symptoms of the disease can be napecific. For
example, there is relatively low prevalence, there is an absence of
pathognomonic clinical signs, clintal manifestations can be similar to
orthopaedic, infectious and malignant diseases andome presentatons are

atypical.

The incidence of the disease is approximately 1 in 10,000, and the prevalence is
1 in 1000 (Friswell 2004; Ravelli & Martini 2007; Beesford 2011). Norwegian
statistics suggest an annual incidence of 14 and a prevalence of 130 per 100,000
children less than 16 years of age (Flatg 1999). Manners and Bower (2002)
indicated that prevalence values varied considerably with 7 to 401 per 10000
children in their review between 1966 and 1998 of 34 epidemiological studies.
Other more recent work suggests the prevalence values vary between 16 and
150 per 100,000 young people (Ravelli & Martini, 2007). AndersseGare
(1999) suggests that 60% ofchildren affected with JIA are girls. Diagnostic
difficulties, small sample sizes, ongoing definition differences in disease criteria,
methods of data collection and healthcare resources could go some way to

explaining these differences in values by comentators (Modesto et al., 2010).
Currently there is no convincing evidence of what activates the chronic

inflammatory process. However, genetic predisposition, environmental factors,

injuries, surgical procedures and the condition being triggered as a salt of a
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viral infection are considered potential risk factors (Southwood, 2006; Modesto
et al., 2010). There are two peak ages of onset: between 1 and 3 years of age
and 810 years of age (Cassidy et al., 2@). Diagnosis can be complex, and is
made fdlowing a detailed history, clinical examination and exclusion of other
disorders. Symptoms can be subtle and similar to other diseases. Laboratory
tests, while helpful, are rarely diagnostic (Szer, 2006). There is an increasing
trend for the use of ulrasound imaging for assessment of joints and to monitor
disease activity in JIA (Collado et al., 2012). Early and aggressive treatment to
control and Gwitch offdthe inflammatory process is the goal of intervention
(Cassidy et al 2011Beresford, 2009; Wallace, 2010) please see Appendi2).

Young people with JIA tend to have morning joint stiffness and pain, or joint
OOEA£AI AOGO AT A PAET AEOAO A DPAOEIT A T &£ EITA
the joints (Beresford, 2011). Joints can become #tiand swollen with a

consequent loss of motion occurring in these affected joints. The joints may be

warm to touch but rarely red in colour. The limited motion in the early stages of

the disease is usually due to muscle spasmé the joint/s being swollen. At

later stages of the disease limited motion is caused by soft tissue contractures.

Young people may be stiff or in pain but they do not always state this; cognitive
development may be a factor in theseaituations (Cassidy et al., 201). Often

children will try and cope by avoiding pain to the area; for example, if they have

problems with their knees and if having difficulty coming down the stairs they

i AU ATT A Al xT 11 OEAEO OAT OOT I Qdnts. AOT EA
Cassidy et al., (201) refer to this as a physical expression of a pain rather than a

vocal expression. Another reason for not indicating that they have pain includes

habituation to the pain (Von Baeyer, 2007).

The activated inflammatory process causes the joints and tissuesrsounding
the joints to become swollen. As with many diseases the spectrum of the
condition can range fom mild to moderate to severe. If the condition is not

treated or is resistant to treatment this would allow inflammation of the tissues
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surrounding the joint to increase and inflammation of the joint would eventually

cause the joint to be worn away and destroyed.

Duffy (2005:369) is of the view that JIA is not a benign disease. The disease

I £FOAT AT 1 OET OAO ET 01 AA@InhEfirdstAyarsafler | OO O
disease onset. The probability of remission 10 years after onset approximates
30%-cubh T OAOAT T h AT A AAAOAAOGAO DHOI COAOOE
written extensively on this subject, suggests that as a result of improved
therapies functional outcomes have improved significantly.However, he goes

IT 0 OOAOA OOEA AACOAA T &£ Ei PAEOAA £EOT A
needs to be improved. Significant joint damage is still a consequence of this

disease, with relatively high rates of arthroplasty, and increasing data reveal

significant problems of osteopenia and osteoporosis that are not being

AAAOAOOAA (hldadels€rinapAndi®)d
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2.6.1 Types of JIA

Improving rheumatology knowledge is providing clinicians with a greater
understanding of the condition, allowing them to appreciate and further refine
and differentiate a number of subsets of the disease. This process continues to
evolve and it is likely that further classifications will emerge (Southwood 2006).
The International Leagure of Associations for Rheumatology (ILAR) classifies
JIA into sevenmain types oligoarticular JIA, seropositive polyarticular JIA,
seronegative polyarticular JIA, systemionset JIA (sJIA), enthesitiselated
arthritis (ERA), psoriatic JIA (PsJIA) and undifferentiated JIA (Gowdie & Tse
2012). (please see Table 2.1).

2.6.2 Oligoart icular JIA

This type of arthritis which is also referred to as oligoarthritis affects between
one and four joints in the first six months of the diseaseThis is the commonest
form of juvenile arthritis and mainly affects the large joints, for example, the
knees, ankles, wrists and elbowsThe occurrence of uveitis with oligoarthritis is
30% (Gowdie & Tse, 2012)0ligoarthritis is the most common form ofJIA with
frequently an insidious onset. The child may present with joint stiffness and
pain, which is improved by activity and exacerbated by inactivity.Fluctuating
symptoms can confound the situation for parents and professionals alike, as a
child who is feeling stiff in the morning may be out playing some hours later.
Children do na always complain of pain (Miller & Malleson 2006) Instead they
may not use the limb/s and may stop walking or standing, especially in the
i TOTETCS 4EA KA AT d AOT ARRA OA AQHeseE OOEAA

symptoms are suggestive that the child is in pain (Britton, 2004).
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ILAR JIA Age, Sex, and % of | Typical Joint Occurrence of Other Features
Subtypes Total Patients with | Involvement Uveitis
JIA
Oligoarticular F>M <4 joints Common (30%) ANA 60%-80%
Persistent Early childhood Large joints: knees, | Especially if ANA positive
Extended 40%50% ankles, wrist positive
Persistent disease Usually
never >4 joints asympgomatic
affected
Extended disease
involves >4 joints
after first 6 months of
disease
Polyarticular F>M > 5 joints Common (15%) ANA 25% positive
(RF-negative) 2 peaks: 24 yrs and Symmetric + C spine and TMJ
6-12 yrs
209%-25%
Polyarticular F>M Symmetric smalliad | Rare (<1%) ANA 75% positive
(RF-positive) Late childhood/early large joints Rheumatoid nodules
adolescence Erosive joint disease
5%
Systemic M=F Poly or oligoarticular | Rare (<1%) Daily (quotidian) fever

Throughout childhood
5%-10%

for > 2 weeks
Evanescent rash
Lymphadenopathy
Hepatosplenomegaly
Seraitis

Enthesitis-related
arthritis

M>F

Late
childhood/adolescence
5%-10%

Weightbearing joints
especially hip and
intertarsal joints
History of
inflammatory back
pain or sacroiliac
joint tenderness

Symptomatic acute
Uveitis (~ 7%)

Enthesitis
HLA-B27-posiive
Axial involvement
(including sacroiliitis)
Family history of
HLA-B27-associated
disease

Psoriatic arthritis F>M Asymmetric or Common (10%) Nail pits, onycholysis
2 peaks: 24 years and | symmetric small or Dactylitis
9-11 years large joints Psoiasis
5%-10% Family history
psoriasis
Undifferentiated 10% Does not fulfil criteria

for any above category
or fulfils criteria for >1
category

Table 2.1: Characteristics of JIA
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Persistent oligoarthritis  z there are never more than four joints affected by
arthritis. As the young person becomes older, there is a high incidence of this
type of the disease becoming less active arliecoming more quiescent, often

without any residual damage to the jointfWeiss & lllowite 2005).

Extended oligoarthritis 7z the disease extends to more joints after six months
of having the condition (Weiss & llowite 2005). This occurs in approximately
50% of patients with oligioarthritis (Gowdie & Tse 2012).

A particular complication of oligoarthritis is anterior uveitis (please see section)
The physical examination of children is very important, with emphasis on joints
and eyes. Joints are examined for tenderness and warmtBrowth problems of
both undergrowth and overgrowth can occur in this form of arthritis, resulting

in serious joint complications

2.6.3 Polyart icular JIA

This type of arthritis also referred to as polyarthritis affects more than four
joints. It affects one in four chiliren with arthritis, mostly girls, and it is the
second most common form of JIA.This form of arthritis is divided into two
subsets: polyarthritis  rheumatoid factor negative (RFnegative) and

polyarthri tis rheumatoid factor positive (RFpositive).

2.6.3.1 Polyarthritis (rheumatoid factor negative)

This type of arthritis which involves more than 5 joints can affect children at
any age. There is symmetric joint involvement. Joints to be affected include the
hands, feet, hips, knees, neck, elbows, shoutdeand jaw. The total percentage
with polyarticular (RF-negative) is apprximately 20%25% (Gowdie & Tse
2012). Young people with this type of arthritis can appear very unwell. They

can develop a high temperature (pyrexia) when a flareip occurs andtheir

44



Chapter 2: Literature Review

joints will be inflamed. Approximately 25% of young people with polyartritis
rheumatoid factor negative(RFnegative) will go into remission, while 75% will

continue to have an active arthritis condition (Weiss & llowite 2005).

2.6.3.2 Polyarthritis (rheumatoid factor positive)

This form of arthritis occurs in less than 1% of all children with JIA, typically it
occurs in late childhood/early adolescence, with symmetric small and large
joints affected (Gowdie & Tse 2012).The rheumatoid factor positive antibody is
similar to that found in adults with rheumatoid arthritis. This type of arthritis
affects mostly girls aged ten years or older. It can be a severe and aggressive
form of arthritis and needs to be treated and monitored closely to avoidrosive

damage to the joints (Weiss & llowite 2005).

2.6.4 Systemic Arthritis

As the name suggests, this form of arthritis affects the whole body and not just
particular areas. It can occur throughout childhood and affects-3.0% of young
people with JIA (Gowlie & Tse 2012). The young person may have swollen
glands (Lymphadenopathy) and a high temperature once or twice day for
approximately 2 weeks. A blotchy pink rash (evanescent rash) may be noted on
the thighs, arms or body The axillae are a frequensite of the rash, which may
be migratory (McDonagh, 2006). Tissue surrounding the heart and the lungs
can also be affected by inflammation. The joint®ay not be swollen at this time
but inflammation of the joints can occur later.It is very difficult to diagnose and
can be confused with other serious diseases, such as meningitis, leukaemia and
the measles (Weiss & llowite 2005).Consequently, parents are likely to be very
anxious. As yet, there is not a unique diagnostic test, therefore it is necagsto
exclude other diseases.The young person may have to undergo invasive tests
AT A EATEITEAO T AU EAOA A Ox1 OOUET ¢ xAEOGSS
acutely ill; however, it is frequently noted that when the diagnosis is made
families are relieved that it could have been worse than they had fearg@ritton

2004). The prognosis for these young people is that 60% will have a good
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recovery after a few years and 20% will develop ongoing severe arthritis, while

others will have ongoing cycles ofemission and flareups (Britton, 2004).

2.6.5 Psoriatic Arthritis

This form of arthritis is associated with psoriasis. It affects 40% of young
people with JIA. It occurs in more girls than boys. There are 2 peak ages for this
type of arthritis 2-4 years and 911 years. Occurring symmetrically or
asymmetrically, both small and large joints are affected (Gowdie & Tse 2012).
The young person may have arthritis for some time before the psoriasis
becomes apparent. There is a stronfamily history with this form of arthritis.
Nail pits, onycholysis and dactylitis can occur with this type of JIAIt is also
associated with inflammation of the eye, uveitisoccurring in 10% of the JIA

population (Weiss & llowite 2005).

2.6.6 Enthesitis -Related Arthritis

Enthesitis is inflammation at the point where the tendons are attached to the
bones. This form of arthritis affects the hips, knees, ankles and frequently the
sacroiliac joints (where the base of the spine joins the pelvis).Often it is
associated with ahistory of inflammatory back pain (Gowdie & Tse 2012).1t
can affect other joints also. The condition typically affects more boys than girls
usually over the age of 8 years. This form of the disease is associated with the

condition ankylosing spondylitis in adults and the HLA.E27 genetic marker.

Three out of four children with enthesitisrelated arthritis carry the HLA-B27
genetic marker. However, not all of these young people will develop ankylosing
spondylitis. Enthesitisrelated arthritis is associated with acute anterior uveitis
affecting approximately seven per cent This condition is found less frequently

than the eye condition associged with oligoarthritis. (Weiss & llowite 2005).
Undifferentiated Arthritis

This type of arthritis occurs in10% of the JIA population (Gowdie & Tse 2012).

Patients are placed in this category if they fulfill the criteria for more than one
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sub-type of JIA or if they do not fulfill sufficient criteria for a particular subtype
of JIA (Southwood & Kimura 2006).

Complications of JIA

Uveitis

Uveitis is a serious complication in JIA. This inflammatory condition of the eye,
primarily in the iris and cillary body, can occur in oligoarthritis (30%),
polyarthritis (RF-negative) (15%); polyarthritis (RF-positive) (<1%); systemic
arthritis (<1%); enthesitis -related arthritis (7%) and psoriatic arthritis (10%)
(Gowdie & Tse 2012).1t can be related to ocular diseases such as cataracts and
glaucoma where visual impairment may result, or as an isolated phenomenon
unassocated with JIA (Ozdal et al., 2005; Heiligenhaus et al., 2007; Thorne et al.,
2007). The onset can be insidious and painless in oligoarthritis, in contrast to
enthesitis-related arthritis when the onset can be very painful. Regular
ophthalmic monitoring is required to detect the condition. If the condition is
identified, close ophthalmic monitoring to judge the response of treatment is
required (Gowdie & Tse 2012). Regular installation of eyedrop medication can
have an impact on the quality of life of th young person with this type of
arthritis. The vast majority of this group of patients requre methotrexate and

up to 25% require biologic therapy to control the uveitis.

Synovial Inflammation

Prolonged synovial inflammation may lead to permanent chargs in joint
structures. Permanent changes may also take place in exasicular
organs/systems, for example the eyekidney (due to systemic amloidosis)

(Cassidy & Petty, 2001), or may result bm side effects of medications.

Growth Abnormalities

Growth disturbances can occur in young people with JIA. These can be linear
disturbances or localized disturbances, causes are considered to be multi
factorial. Chronic inflammation and high levels of circulating proinflammatory

cytokines are considered to beontributory factors (Gowdie & Tse 2012).
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2.7 Principles of Management of the Disease

4AEA CIT AT O T &£ 1T ATACAT AT O AOA 0661 Ai1T1 001

normalize range of movement and function; maintain normal motor

development and facilitate normal lehavioural, psychosocial educational and

O AAGET T Al AAOA1T T Pi AT 086 j wi AOUh ¢mmtdoQs8

Pharmacological Interventions
The aim of this section is to discuss in general terms the pharmacological

approach to the treatment of juvenile idiopathic arthritis.

The gereral management principles that apply to juvenile idiopathic arthritis
are to suppress the abnormal inflammatory process early, quickly and
completely, and return the patient to normal physical and vocational function
with structurally normal joints (Duffy 2006). The heterogenicity of the disease
and its subgroups, however, explains the need for individual tailoring of
treatment. Successful magagement of the disease reduces inflammation and
pain and facilitates the return of the young person to their nonal activities,
which has a direct impact on their quality of life. In more recent years,
improved knowledge relating to the pathophysiology of the diease is
facilitating clinical trials research to aim for more targeted therapies (Ruth &
Passo 2012).

The aim is to attempt to control the condition by suppressing inflammation.If
non-steriodal anti-inflammatory drugs (NSAIDs) are not effective methotrexate
(MTX), a diseasemodifying anti-rheumatic drug (DMARD), is ow the gold
standard treatment in moderate to severe forms of JIA. This medication has
been used since 1980Giannini et al, 1997). Methotrexate, however, has been
found to be less responsive in systemic JIA (Halle & Prieur, 1991; Woo et al.,
2000). In recent years intraarticular and inrAOAT T 6O ODBPOI OA
corticosteroids are being used rather than the longerm high-dose use of oral
corticosteroid therapy as an adjunct to DMARDherapy (Murray & Lovell,
2002).
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Young people with resistant forms of JIA to a variety of pharmacological
interventions, including  high-dose intravenous methylprednisolone,
methotrexate given parenterally, cyclophosphamide and newer medications
such as ati-tumour necrosis factory | 41 @ E q j 1 OA OlDEsAcdasA O
etanercept, may have more treatment options with the introduction of more

experimental therapies.

Goksel et al., (2005), in a smaBicale study investigating renal disease occurring
in young people with JIA due to the disease or as a result of the side effects of
the medications, found an increase in tubular enzymuria during the active phase
of the disease. However, the study found no occurrence of permanent renal

damage.

Lovell et d., (2008), in a study to evaluatethe safety and efficacy of the usef
etanercept treatment in juvenile idiopathic arthritis over a period of eight years.

Acknowledging that this was a small studylLovell et al.,concluded that there

Al

8

was a sustained beafit on the patientO6 OECI O AT A OQUI BOT I C

improvements were maintainedas a consequence of controlling disease activity.

Glucocorticoid therapywhich is a fast acting therapy continues to be used as a

short-OA O OAOEACET ¢ OE AODMARD the@apid3 Bvhich Are T OAT O

slower acting therapy, impact on the disease activity, however the evidence for
systemic use of steroids is such that its use has not been discussed in the ACR
2011 guidelines (Sawhney 2012).

All medications can have sid effects, some very bothersome. I|€ar lines of
communications between patients and clinicians to report adverse effects are
integral to the treatment plan. Close monitoring of blood levels is required to
observe for abnormal deviations. However, there canebshort-term side effects

of the medications such as nausea, which can cause distress and anxiety and can
Ei PAAO 11 OEA Ul Ol ¢ Agded didé effects ©fAsbnkeO U

medications could also have implications for quality of life; for exampl the
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young person could be more susceptible to osteoporosis, which could in later
years mean that they are more susceptible to fractures. Outcomes for children
with rheumatologic disease are improved if managed in a multidisciplinary
setting with the input of a paedatric rheumatologist (Kurtin, 2000; Cuesta et al.,
2000).

Invasive procedures to administer the medications, including subcutaneous
injections and venepunctures, can be painful causing distress to the young
people (Shawet al, 2006). Theserocedures if performed regularly may cause

anticipatory anxiety in some young people, which can impact on their quality of

life.

A well-known complication of JIA is growth impairment. The use of
glucocorticoids has also been associated with affectingayth. Advances in
new therapies, particularly antrtumour necrosis factor (TNF), are improving in
suppressing inflammatory activity but also in restoring growth véocity (Tynjala
et al.,2006). Studies into intra-articular corticosteroid injection (ICI) use in the
lower limbs and evaluation of 3Dgait analysis suggests positive results
especially relating to joint movement, walking velocity and pain (Brostrom, et
al., 2004).

Alsufyani et al. (2004) conclude that for children with JIA who are unable to
take oral methotrexate due to intolerance of the medication, greater tolerance
and effectiveness of the medication has been noted when it is given by the
subcutaneous route. This route has the potential advantage of improved
absorption and high drug bioavdability. This route of administering the

medication is more invasive to the young person and can cause pain and

anxiety.
There is some evidence in adult rheumatoid arthritis to suggest that aggressive

treatment in the early stages of the disease is mereffective than later in the

course of the disease (Moreland & Bridges, 2001). In recent years paediatric
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rheumatologists are implementing more aggressive treatment regimens in the

early course of the disease.

Kileen and GardnerMedwin (2006), reviewing the literature on the use of
folinic acid to counteract the side effects of methotrexate, identified nine papers
in their search but only three relevant papers. The review of the papers
considers methotrexate to be generally well tolerated in young peoplwith JIA
and folinic acid may counteract the adverse side effects of MTX, but the evidence

was insufficient to conclude that folinic acid impairs the effect of methotrexate.

The use of adalimumab therapy in young people with persistent uveitis is
indicating a good response in situations where there had been a poor response
to conventional therapy. VazquezCobian et al. (2006) indicate that

adalimumab may be a useful therapy in young people with uveitis associated

with juvenile idiopathic arthritis.

Pharmacological decision making can be assisted by the use of treatment
algorithms. The algorithm guidelines can be refined further to provide guidance

for early and established disease.

Ethical considerations address the safety and efficacy of new therape
approaches. The use of new treatment modalities needs constant monitoring
and vigilance and the early identification of side effects. This monitoring needs
to be maintained into adulthood. Prospective data collection in a central
registry and appropriate supervision of the use of new therapies are important
elements in the care of patients with JIA (Horneff et al.,, 2011).Effective
education of patients, families and practitioners and an integrated approach to

care is of paramount importance Gerhadt et al., 2011).
2.8 Pain Assessment and Management

The aim of this section is to discuss pain associated with juvenile idiopathic

arthritis, assessment of pain in young people and its management. Young
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people with JIA can experience pain, stiffnessadk of energy/stamina and
altered body image. These issues can impact on psychosocial development, and
as a consequence interaction with peers. Managing a medication regimen at

home and at school can also be problematic for a teenagbékRMA 2010).

The AT T T 1TT AAEETEOEIT 1T &£ DPAET EO OAT 016
experience, associated with actual or potential tissue damage or described in
OAOI O T &£ OOAE AAI ACASd ) iSO &XP#nOI®T9). AT | OO

The subjective nature of painAT A OEA AEEI A6O AAOGAIT T bi AT O
their response to pain. Significant fatigue and lack of energy are common
symptoms of polyarticular or systemic arthrits. 4 EEO | AU AA -GBD&RA Ol

or poor control of the condition. Quality of life can be affected by fatigue and

pain (Ringold 2013). Managing pain appropriately often improves fatigue,
consequently improving the overall situation and perceived quality of life of the

young person.

Young people with JIA will tend to keep their jointsn the most comfortable
position. Frequently this will be a position of flexion for the joint and
consequently extensor muscles can become weak and flexor muscles can
contract. Pain, stiffness and fatigue can contribute to the young persdeing
less adive than their peers. Reduced mobility can lead to deficits in flexibility,
exercise capacity and cardiovascular reserves (Emery et al., 1995; Klepper,
2003; Klepper 2011).

The use of electronic technology to assess pain and disability in adults and
paediatric patients is increasing (Lootens & Rapoff, 2011).This technology is

AAAT T ET ¢ HECEARATROQ@AO £ O Ul 61 ¢ PATPI A AO
assessment to improve pain management. S&A DT OO | AAOG@&AO OOAE
AR EAAOEAT A £ O APPI EAAOCEI T O A O DPAOOIT £
(Lootens & Rapoff, 2011).
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Sleep disordersand fatigue are frequently associated with musculoskeletal
conditions (Drewes et d., 1998; Labyak, 2003 Ringold et al., 2013 They are

also associated with pain; however, the association can be complex. Pain can
exacerbate the sleep disorder and the sleep disorder can increase the pain.
Passarelli et al., (2006), investigating ndaarnal sleep disruption in children with
polyarticular juvenile rheumatoid arthritis, reported that pain is related to
fragmented sleep in young people with juvenile arthritis. However they
indicated a number of limitations of the study including the smal number of
DAOOEAEDPAT OOh OEA AAOGAT AA 1T &£ A0WkHOOI AT O
levels can affect sleep and the recognition that some medications can provoke

sleep disorders, including nonsteroidal antinflammatory drugs.

Thastum et al., (801), reporting on a smaltscale study, suggested that young
people with juvenile arthritis may differ in their coping strategies and their
responses to experimental pain from the control group. Grag et al., (1996)
suggested that psychosocial factors codl contribute significantly in the

perception of pain of young people with juvenile arthritis.

Janse et al., (2005) suggests that their can be perception differences between
parents and physicians also, in their assessment of pain in children with chronic
diseases, with physicians underestimating the pain. This has implications for
the young people and the doctor/parentpatient relationship. Children may
have difficulty communicating the level of intensity of their pain or discomfort

or may be dismissiveof it. It is important that pain and discomfort is treated.
Accordingly, pain needs to be assessed using a variety of approaches (Sawyer et
al., 2004). Britto et al., (2004) in a study considering the health care preferences
and priorities of adolescentwith chronic illnesses identified minimizing pain as
an issue. Procedural pain for example, venepuncture, it was suggested could be
reduced by improving the technical competence of health care providers.

Sherry et al, (1990) note that even with active dsease young people with
juvenile arthritis may not talk about their pain. It is speculated that

inflammation can be insidious, and as a consequence the young people can
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become acclimatized and normalize this chronic pain. Taylor (1987:189) wrote,
O#1HAUMO AEEI AOAT xEOE *2!'h 1T EEA OEAAI OEU«
OAE £FZAOAT 66 ET OEA AUAO 1T £ OEAEO PAAOOS S

Major factors in the development of functional disability in the juvenile arthritis
are loss of motion and decreased physical function (Lemanedt al., 2001).
Chronic pain can lead to attention deficitswhich can have implications for
meeting education targets (Eccleston, 1994, 1995; Asmundson et al., 1997,
Eccleston et al., 199; Crombez et al., 1998).

The social importance of play, including blenging and social participation, is
important for all children but take on an added significance when the young
person has a chronic disease. Attendance at appointments, treatments and
exercise programmes can reduce leisure and play timeAbsences fromschool
and school work will, of necessity, have to be made ufhis can be an incursion
into leisure time and can have significant social implications for the young
person (Shaw 1999). Adaptation of situations to avoid the young person being
Ol AEG Al OBBATAT ¢ EOIT AGAA &£01 1 PAAOO EO E

psychosocial weltbeing.

Hackett (2003), in her work with young people with arthritis, suggests that the

impact of the disease, including fatigue, can result in reduced physical activity.

As a consequence, this can create situations of social isolation and feelings of
sadness and of being different. It can also be a factor in physical deconditioning

and create a vicious circle effect.2 ET CT 1 A AO A1 8hd0 j¢npcq
supports HAA EAOOBE O OEAx O

Kyngas and Rissanen (2001) carried out a study to identify the issues that
predict adolescents adhering to their treatment regimen.Questionnaires were
completed by groups of 300 young people with asthma, epilepsy, juvenile
rheumatoid arthritis and insulin-dependent diabetes. Twelve hundred young
people were identified and a final response rate of 88% was obtained. Support

was the key predictor of compliance amongst all of these groups of young
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people with different chronic diseases. Suppt could come from a number of
people including parents, nurses, physicians and friends. Nurses were seen as
the most significant people in the provision of support. Other factors that
predicted good compliance were motivation, energy and willpowerKyngas and
Rissanen also noted that a sense of partnership with the healthcare team, and

being able to negotiate their treatment regimen was also seen as important.

Non-Pharmacological Interventions

Management of young people with JIA is normally on an owtgient basis. It
requires a coordinated approach by an experienced multidisciplinary team
(BSPAR 2009; ARMA 2010). Emery (2004) considers rehabilitation to be vital
and needs to be integrated into the comprehensive management of children
with arthritis. Medications can control joint inflammation but rehabilitation
needs to include maintaining range of movement. Emery (2004) further
emphasizes the need to manage the condition from a holistic point of view and
adhere to the programme assiduously. She tes that many young people have
had their inflammation controlled after a period of time; however, they can be
left with residual damage in a joint as a consequence of not adhering to the
recommended physical therapy programme. There is a need to take aora
innovative look at rheumatology service organization to ensure the smooth
transition of young people from paediatric services to adult rheumatology
services to reduce the attrition rates and promote good understanding of the
rationale of the treatmentregimen (Duffy, 2005; BSPAR 2009; ARMA 2010).

The overall objectives of care of this condition vide opportunities for multi -
strategy health promotion initiatives in a variety of settings with special
emphasis being placed on pain, coping strategies, ygical and occupational
therapy and nutrition.

Some young people with JIA may have been experiencing and coping with
difficult challenges from an early age and consequently have exceeded normal
DOUAET O AEAT AAOGAT T i AT OAIT r dyk Shah 6tGl, 1T A S
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2006, OO01 EA AO Al 8h ¢mmwqh xEEI A T OEAOO i
consequently there has been developmental delay. Some treatment regimen
factors can impose lifestyle constrictions particularly for young people in their

late teens, for example, alcohol is contrandicated if taking some medications.

2.9 Psychosocial Impact of Juvenile Idiopathic Arthritis

The aim of this section is to discuss the psychosocial impact of this chronic

AT TAEOGETIT 11 OEA D AAgdlthd@idodality df Wl énd thd A AT 1
Ei DPAKO i1 OEA PAOEAT O&Gnitehdoring tkillshiddn& i A AT

need for resources and being resourceful are discussed.

Juvenile idiopathic arthritis is a chronic disorder that may be selfimiti ng for
some, but for the majority of young people with this condition there is currently
no cure despite improvements and advances in pharmacological therapies and
I OEAO ET OAOOAT OEIT 1 08 4EA AT 1T AEOEII

Disease symptomscan digupt (Dingwall, 1976), interrupt, intrude and cause

AAT
uncertainty in all of the activities of daily living (Bury, 1982; Charmaz, 1991).

The unpredictable nature of the disease in itself can be a stressor; for example, it

can be difficult to make shortterm social plans and if longterm plans are made,

there needs to be an alternative plan to deal with the unexpected vagaries of the
condition. Consequently, families who have a member with the condition need

to be well organized and have an adaptable attitud their circumstances. This

is not always easy and thallness can place families atisk of psychosocial

stressors. Stressors include access to health care, health insurance, quality of

medical care, and socioeconomic status.

Traditionally the biomeAEAAT [T AAT &£ AOOGAA 11 OEA AA
recent years, however, the focus has been developed further to a

AET DOUAET 01 AEAT 11T AAT O AT 1 OEAKéyeDEA OO
al., in a report prepared for he Commission on theFamily (1996:13) suggest

OEAO O4EA AOPAOEATAA 1T &£ MEAITEI U 1EOEI C E
ET AE OE A Othé lde@ature thraidyifodt the decades provided a number of
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aspects of living in a family while living with the chronic disease of penile
arthritis. Examples included learning to look after an ill child, adapting family
life to meet the needs of the young person with JIA, and managing the treatment
regimen. Commenators such as Strauss (1973), Strauss (1975), Jerret (1994),
Britton (2004), and Shawet al.,(2006) have contributed a significant body of
work in this area. In recent years there is a more persomcentred and family
orientated focus in the standards of care and in the provision of care (ARMA
2010; BSPAR 2009).

Within the family unit, the impact of a child having a chronic disorder can
generate stress which may manifest itself as mood disorders in parents,
overprotective parenting and the possibility of marital discord (Zimmermann,
1995; Noll et al., 2000; Barlow et al., 2I). However, Gerhardt et al.(2003)
found families with a member with JIA to be resilient and not demonstrating

signs of severe psychosocial distress.

EiiT AOI ATT jpwwvdgonmpg OOCCAOOO OEAO OEI 1T
family system which ncreases in strength with the severity of illness and the
AACOAR I £ OAOBI OET C E The Aephd EndteghkO an€i  OE/
adaptation styles of the family, as well as their available physical, practical and
psychological support and resources, Wi influence strongly the ability and
resilience of the family to cope not only with shoriterm crises but also with
protracted periods of illness of their family member (Cavallo, 2009). Eiser
(1994) suggests that these are ordinary families endeavouringp manage an
extraordinary situation. Families with less adept coping strategies or who are
more vulnerable due to their particular circumstances may be overwhelmed
with endeavouring to manage a young person with JIA (Vuorimaa et al., 2009)

There are a nyriad of cognitive coping strategies that can assist with positive
adaptation. These include optimism (Scheier & Carver, 1985), humour (Brown
& Hepple, 1989), an internal locus of control (Slope& Turner, 1991) and help

seeking skills (Sloper & Turner, 993). Research studies relating to parental

relationships of achild with cancer highlight multiple sources of stress (da Silva,
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2010) and the fluctuations of these stressors during the disease course.
Stressors included anger, guilt and anxiety. Diffences in parental coping
strategies could give rise to parental upset and conflict. Some relationships
were adversely affected by these stressors while others were strengthened
(Yeh, 20@Q4; Hentinen Kynas, 1998; Lave& May-Dan, 2003).

Perrin, Ayoub & Wilett j p wwo q AT T OEAAO Oi AGAOT Al
be highly significant in promoting positive adaptive skills of not only their child
with the chronic disorder but also other members of the family. Cuneo and
Schiaffino (2002), in a study to assss the influence of disease activity, family
resources and parental adjustment, reported that maternal sefberception of
global selfworth was highly influential in providing positive adaptation to the
situation. They also suggest that a positive and pportive family environment

was likely to reduce the negative impact of the illness and greatly influence the

~
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consistent with previous research (Miller, 199).

Britton (2002b) noted OEAO OEA |1 OEAO8O AAEI EOU Oi

information about services was directly related to the provision of services that
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illness. Manuel (2001) notes that maternal @ucation can be a significant factor
in assisting mothersto advocate manage and cope with the stressors of having a
child with a chronic illness. Vuorimaa (2009) suggests that research relating to
psychosocial dysfunction amongst parents of children withuvenile idiopathic
arthritis provides conflicting evidence. For example, Gerhardt (2003) suggests
that there is no overwhelming evidence of it, while Barlow (2002) suggests that
levels of anxiety/depression of mothers were high compared to a control grp.

Interestingly, there were few recent studies on the role of the father.Those

AOAETI AAT A OOCGCAOOAA EEO OI1T A xAO T &£ A 00

to provide more resources for the family. This may reflect the role of some
fathers with a child with a chronic illness. Providing extra resources for the

family can positively impact on family coping strategies. For example, extra

58



Chapter 2: Literature Review

financial resources can purchase specially adapted furniture to meet the young
DAOOT 180 1 AAAOhe HoeclEabing ihduts whic® EpAld thed up
the parents to spend more meaningful time with their children (Locker, 1994).
In general terms, however, the role of fathers has changed in this society from
previous eras, with many fathers now actively engageth childcare and the

daily routines of family life (McKeown, 2001).

Britton and Moore (2002b) suggest that fathers have different priorities relating

Oi OEAEO AEEI A0 OEOOAOEthd donditah end hed Al D1 A
Uil 01 ¢ DA Oteim fotde. [Mothe€® prioritized the activities of daily

living and relationships with peers. Often fathers were not available during the

day due to work commitments to engage in care roles witthe young person,

and when they came home children were frequeniy in bed (Timko 1992).
Staudacher (1991:3) suggests that men carry this loss of normality in their child

more recent years,Waite-Jones (2008) suggeststhat fathers concealedtheir

concern and their feelings even from their partner.

Research studies examining the relationship between problersolving
strategies and adaptation report that families using problersolving strategies
demonstrate less stress(Thompson et al., 1992 Kronenberger & Thompson
1992). Frey (1989) suggests families that used contrasting emoticfocused
coping strategies and avoidance&oping or wishful thinking strategies, were

noted to have a greater number of stresselated issues.

Comprehensive assessm# using a coordinated multidisciplinary approach
could assist with the provision of appropriate interventions to meet the
particular needs of the young person and their family with the objective of
assisting them cope with their circumstance and potentity reducing the
possibility of maladaptation (Zimmermann, 1995). The Arthritis and
Muscolskeletal Alliance (ARMA) (2010) refers to the significance of
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empowerment and gaining the life skills and proactive behaviours to navigate

life positively with chronic disease.

As a consequence of their condition, many young people with a chronic
condition have potentially had more socialization with adults and in some
respects their comprehension and reasoning may be more mature than their
peers (Meijer et al., 200). Consequently, it is important for healthcare
providers and others to remind themselves on a regular basis of the need to
treat each young person as an individual in a unique situation. This view
correlates with that of Ungerer et al., (1988) who empasize the need also, for
using a developmental model for understanding the impact of and adaptation to

living with a chronic illness.

Meijer et al., (2000), in a study to examine peer interaction in adolescents with a
chronic illness, suggested that funébnal limitations were not associated with
reduced peer interaction. Pain however, was associated with reduced social
interaction in boys. Meijer (2001) asserts alsothat neither pain nor functional

limitations were risk factors for social adjustment problems.

Practical problems may be caused by rheumatic disease; for example,
handwriting may be affected if young people have stiffness and pain in their
hands. Chronic pain may also impact on sleep and cause fatigue, which may in
turn lead to concentration difficulties (Schanberg, 2005). It is important that
emphasis is placed on strategies to overcome practical difficulties to avoid

educational difficulties that are also affecting quality of life.

Foster et al., (2003), evaluating quality of life in adts with arthritis from an
early age, reported that many patients had active disease in adulthood. Foster
also noted that physical outcomes were relatively good but despite good
educational outcome many of the respondents were unemployed and this had
had an adverse impact on their quality of life. This finding has been reported in
other studies in the United Kingdom (Packham & Hall, 2002;) and in Canada
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(Kotaniemi et al., 2001). These findings have implications for healthcare
providers and their strategies to promote health. Juvenile arthritis can affect a
young person at many levels- physically, psychologically, emotionally and

interpersonally.

When a child is diagnosed with a severe disease, the situation has the potential

to distress the entire famly network. Britton (2002) explains her three-phase
iTAAT T &£ EAITEIEAOS AgPAOEAT AA T £ 1 EOET C
the work of Corbin and Strauss (1988), which explored the experiences of adult

carers and chronically ill partners, itconsidered the illness trajectory. Britton

also integrates the work of Gravelle (1997) and the concepts of normalisation

and chronic sorrow (Olshansky, 1962; Anderson, 1981; Knafl and Deatrick,

1986; Worthington, 1989, 1994; Teel, 1991).

" OE OO Pcptidee jphase model:

Phase one: OEA AAiI EI UGO AgOPAOEAT AA EO OECGI EZAE

symptoms of the disease, and seeking a correct diagnosis and treatment.

Phase two: the family is becoming more familiar with the pattern of the disease

and endeavouring to manage the complex treatment regimen.

Phase three: the family and the young person become more experienced and

iTOA OA@PAOOG6 ET 1 AT ACET ¢ OEA OEOOAOGEIT T .
Britton explains that predictable crises within the model include, for example,

the time of diagnosis and commencement of primary school or secondary

school. These transition times can provide challenges for all families, but

present particular difficulties when the young person has a chronic conton.
Unpredictable times of adversity include periods of acute disease or other

triggers related to the disease process. Britton also explains that each phase is

unique to each family and will be impacted by multfactorial variables,
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including the famil U6 O E 1 @fetnbl Ackouréek, Ahe disease process and

the treatment regimen.

Shawet al.,(2006), discussing resources and their significance, makes the point
that while physical resources and access to them is significgriieing mentally
resourceful, being creative and having problemsolving capacities are also

extremely important.

Barlow et al., (1999) suggest that there is a need for greater consultation with

OEA OA@PPAOOOS ET OEA AT 1 O0A@O 1T &£ EOOGATEI A
the condition and their parents. The experts indicate that they want more
emphasis to be placed on the social and emotional aspects of chronic disease

and the skills to manage the condition at home, at school or at work.
Interventions could initially be focused on broad categories, for example mild,

moderate and severe arthritis. Age and gender may also need to be categorized

and specific interventions developed to meet specific needs.

Participation in decision making is also important and becomes moreefevant

AO OEA Ui 01 ¢ DPAOOTT AAAT I AO 11 AAOS (EOC
EAAOAGSARHIABMAAT 60 OEAxO AOA O1 OGCEO AT A
AAAE]I EOAOA AEEI AOAT 80 DAOOEAEDPAOETT ET A

developing their own autonomy and also of influencing their own future and
taking control of the management of their condition, and is aligned with the

principles of health promotion (Runeson et al., 2002).

Care of the young person with JIA is quickly transferred ttamily members who

frequently have concomitant demands on them, for example the care of other

children or work. Parents, too, can be very anxious not only about the specific
day-to-AAU AAOA 1T &£ OEAEO AEEI A AOO -bdingdi AAI
BAOI T x ©Q %l 1 AOAh ¢nmeQs8 3EAI ET CO8 1 EOAQ

and attention from parents can be reduced (Shaet al.,2006).
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McAnarney et al., (1974) reported that teachers of children with more severe
arthritis had fewer problems in making concessions for those more clearly
severely affected children than children whose condition was apparently less
severe. Children whose condition appears or is visibly less severe may have

greater adjustment problems.

Family relationships are complexand so too are sibling relationships.However,
Weiss et al.,, (2001) in a smalscale study (n=20) suggest that sibling
relationships in which one child has juvenile arthritis is not a predictor of
significant difference compared to the sibling relationshp of a normative

control group.

Noll et al., (2000), assessing the social, emotional and behavioural functioning of
children with juvenile rheumatoid arthritis (n=74), found few differences
between young people with juvenile arthritis and control children (n=74),
indicating psychological resilience. This finding was unsupportive of
disability/stress models of chronic iliness in childhood. Noll et al., suggest the
need for multicentre longitudinal investigations, but conclude that it is unlikely
arthritis is the principal cause of significant emotional problems in young
people with this chronic illness. Examining parent and child reporting of
negative life events of young people diagnosed with cancer, juvenile rheumatoid
arthritis, diabetes or cystic fibrosis Johnston et al., (2003) note significant
differences between child reporting and parent reporting of the same life
events. This has significance in many areas, not least in the provision of care for

the young person and their family.

It is important to recognise that adapting to chronic illness is an evolving
developmental process. The findings of Thon and Ullrich (2008) suggest there
is a high level of interest of families seeking new and further information
relating to the disease. The findingsfdPackman et al., (2005and Békési et al.,
(2011) suggest the significant benefits of special summearamps for families of

young peoplediagnosed with chronic diseasesby providing opportunities for
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family membersto communicate their concernsin a safe @vironment. Greater
appreciation of the condition may be gained, perhaps learning from other
families also,thereby assisting families to adapt and cope with their particular

situation.

Barlow and Ellard (2006), providing an overview of the current litemture on the
psychosocial impact of chronic disease on children, their parents and siblings,
conducted electronic searches of the literature from 1990 to week 24, 2004.
This resulted in six reviews of the psychosocial welbbeing of children being
identified. Only one referred to juvenile idiopathic arthritis; two others related
to asthma and sickle cell disease respectively and three were concerned with
chronic disease in general.Four further reviews related to psychosocial wel
being of parents (n=2) and sibling well-being (n=2). The metaanalyses
demonstrated only a small risk to psychosocial welbeing of the young people
with chronic disease and their siblings. The evidence of risk to the psychosocial
well-being of the parents is inconclusive. The authors concluded a more

extensive evidence base was required to provide more informed information.

Waite z Jones and Madill (2008:477) suggest that healthy siblings of a young
PAOOIT xEOE *) ! OAA OEAEO Al EHeyieeAO AE4/A
OET AAANOGAOGAIAU OB AENEAASOEMAT BT ©FE® OA IOIEARIO E
OEAAOQOET 6001 U AAOAOOGA AgGPAOEAT AAO 1T &£ OEAE
suggests the need for further research in this area of healthy siblings adapting to

an ill sibliil C6 O OE hé fodpketm s@quelae of persistent disease into

adulthood have many implications, including implications for healthcare

providers (Zak, 2000).

Gutiérrez-Suéarez et al., (2007), in the Pediatric Rheumatology International
Trials Organisation (PRINTO) multinational quality of life cohort study, included
3,167 young people under the age of 18 in their studyA total of 30 countries
were included. These were grouped into three geographic areas: 16 countries

in Western Europe, 10 in Eastar Europe and four in Latin America. The study
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acknowledged that sociecultural differences can impact on perceived health
related quality of life; however, it concluded that compared with healthy peers,
geographical location was not an issue. Young peeplith JIA in all geographic
locations considered that their quality of life was affected by the disease and
that disability and pain were the most significant stressors to impact on their

health-related quality of life.

Many commentators discuss the impet of chronic illness on men, affecting not
only their health status, their relationships with others but also impacting on
their own sense of masculinity (Cameron & Bernardes, 1998; Schofiel2000;
Waite-Jones & Madill 2008a).

Healthcare providers need to assess the young person and their social
functioning to identify vulnerable young people who may be at increased risk of

internalizing problems (Sandstrom & Schanberg, 2004).

2.10 Healthcare Strategies for Young P eople with Chronic Diseases
Predicting and acknowledging the increase in the number of people to have
chronic diseases, the World Health Organization has published a number of
documents relating to the health care of young people with chronic diseases in
which the challenges of chronic diseasesre addressed (WHO, 2001WHO
2005a; WHO2007). The aim is to prevent the chronic diseases if possible by
promoting healthy lifestyles through education strategies. If this is not possible
the goal then is to reduce the risk of conorbidities and support the young
person in such a way as to enable them to enjoy and optimise their life
opportunities. Another World Health Organization (WHO, 200B) publication
addressed the need to prepare a workforce to meet the challenges of provision
of care in the 2t century. Current service organization, which is designed for a
pattern of acute episodes of care, is seeing a shift to a greater need for provision
of care for people with chronic illness. There is a need for health providers to
develop and learn new capetencies and expand and build upon their existing

knowledge to meet a different pattern of care challenges.
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The WHO (200%) suggest that there is a need for more patiententred care,

and a greater need for partnership between the healthcare team anddfpatient

to promote active participation, collaboration and cemanagement of the illness.
Electronic media innovations are creating new and exciting modes of

AT 11 01 EAAOGET 1 h-l TEN RO IOREI GBA BOIAEAO DU AOAT O8
policy responses b rising rates of chronic illness are endeavouring to address

the needs of people with not only a single chronic illness but also ¢oorbid and
multi-morbid illness (Aspin et al., 2010). Wagner et al., (2007) proposed a
Chronic Care Model of care. Martinand Sturmberg (2009) proposed the

complex adaptive chronic care framework. Others, for example West et al.,

(1997), proposed a model to meet the needs of a particular group of people.

The literature did provide strategies for transition of care from paedhtric
services to adult services for young people with arthritis; however, it did not
demonstrate any models of care for young people with arthritis across the

lifespan and across different settings.

2.11 Communications

The healthcare environment has chaged considerably in recent decades. Many
influences have created this evolving environment, including new and improved
OAAETT1T cUh DAOEAT 008 AgPAAOAOGEITTTO AT A
communicate efectively with young people,care providers need to understand

the learning processes and cognitive development of children and adolescents

and have the appropriate communication skills.

The interpersonal relationship between healthcare personnel and their patients
can be a complex one. ltis a rdlanship of trust. It is also a relationship where
the participants are of nonequal status, and where frequently issues of vital
importance that are possibly emotionally laden are discussed and decisions
made. Bensing (1991) refers to taskorientated or cure-oriented
communication as belonging to the cognitive domain and cateriented socio-

emotional behaviour as belonging to the emotional domain. The doctgatient
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relationship is often involuntary in the case of children. Anderson and
Zimmerman (1993), in a study to examine patient and physician perceptions of
their relationship, report that when the relationship was viewed as a
partnership, patients were more satisfied compared to physicians who had a

more paternalistic approach to the relationship.

Initial contacts with medical personnel can be highly significant for adolescents.
In a study by Britton (2001), 41% of all families indicated that the experiences
they had had around the time of diagnosis strongly influenced how they had
coped at a late stage. Parents indicated that conflicting advice from healthcare
personnel and poor communication between them contributed to their distress.
Britton suggests that healthcare personnel need to be more aware of the service
needs of patients and families Some studies have found that quality of life has
been improved by patient education Yan der Palenet al., 2001). Patient
education has also been associated positively with compliance to health
regimens and the development of positive coping strategiefCoates & Ryan,
1996; van der Palenet al., 2001). De Winter (2004) and Holtzheimer (1998)
suggest that there is a direct correlation between compliance to the treatment

regimen and the amount of time spent in direct doctopatient communication.

These commentators suggest that this direct communication is positively

associated with an improved understanding of the illness and of the patient as a

person. Eiser (1990) noted that the deficit of knowledge amongst young people

in relation to their chronic condition and its management was remarkable in its
incompleteness and its lack of depth. Innovative ways of providing age

appropriate information and knowledge have implications for health promotion

initiatives in this area. Kilkelly and Donnelly (2006:42) discuss the importance

of engaging young people in participation in health education. They reported

OEAO OEA Ul 61T ¢ PAIPI A POI OEAAA ODPOET AEDI .
to be considered, including allaying fears and being prepared for sittians or

procedures. Being treated with respecand dignity, good humour, empathy and
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kindness at all times were considered particularly important by young people
(Sinclair, 2004; Reed et al., 2008

Ullrich et al., (2002), in a study of German adolesces) reported that the males
with JIA considered themselves less well informed about their condition than
did their female counterparts with JIA. This finding has implications for clinical
practice and health promotion, areas where there is already concerbout the

health of young men.

Passive involvement of young people in consultations with their physician is a

regular occurrence. Davis (2006), acknowledging the difficulty of engaginag

young child or young personin discussion about their condition, dscusses the
importance of developing a relationship from an early age with the young

person in order that they participate in the consultations. Judd (2001),

following a case study research project, suggests the need for healthcare
providers to be watchiul for signs of a mask of compliance, a mask of pleasant

col PAOAOGEIT T 8 $ACAT T PET ¢ OEA Ul O ¢ bDPAIT DI
early age will assist them to engage and contribute to healthcare team meetings
enabling the young people to participate meangfully in their healthcare

provision decision making.

#1 ET EAEAT O TAAA O1 AA AAIT A O AOOGAOO OE!
and be aware that cognitive development can be affected by many factors

including age, loss of schooling during illnessmpact of pain, fatigue, anxiety

AT A AAPOAOGOEIT 8 #1 1 AOAOA OEET EET C AT A ¢
are needed for young people in early adolescence. Clinicians need to avoid
iTOA AAOOOAAO AT i i Ol EAKGEIT &EAKEI aingA BAIN &I
people in early adolescence.

"AOI T xh 3EAx AT A (AOOEOIT jpwwwah ET A O
AEE]I AOAT 60 AT A bAOAT -&dodationalAn@AvdntiasEn theG 1T £ E

s s oA N .N oA s s o=~

AT T OABO 1T £ EOOAT EI A AEOIT 1 Bolal aAdCeton&ianal OE O8 h
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aspects of chronic disease required greater emphasis. There was also a need for
informal support groups as well as group information, which could go some way
to reduce the sense of isolation and provide reassurance. Also, it was sugjgd
that activity weekends and summer camps could be beneficial and would be
welcomed. These finding were supported by Kyngas (2003:751), who espouses
OEA OEAx OEAO OAAAE AAT 1 AOGAAT O OEI O1 A AA
Andre et al.,, (2001) in a study to evaluate changes in seléported
competencies following an education programme among parents of children
with juvenile chronic arthritis (JCA) and among adolescents with JCA, concluded
that information can assist in reducing parental anxiy and consequently
reduce stress in the young people.This was particularly noted during medical

procedures.

Britton et al., (2004) carried out a study to determine if adolescents with

chronic illness want to make decisions about their treatment. Eigktthree
adolescents with a mean age of 15.4 years and with sickle cell disease, cystic
fibrosis, rheumatoid arthritis or inflammatory bowel disease were included in

OEA OOOAU AT A Al i bl AGAA A NOAOGOEITT1T AEOA
and preferenaes for health care. Contrary to the hypothesis of the research

team, the majority of the adolescents preferred the treatment decisions to be

made by physicians or that the decision making should be made equally.
Participating in a decision making processhas its own intrinsic value. It is
recognised that there are different levels of participation (Hart, 1992) and

frameworks to assess competency (Koocheg, Keith-Spiegel,1990).

Shaw et al., (2006) carried out a study to examine the level of agreement
between parents and adolescents with JIA. Areas to be compared included
physical health, functional ability and halth-related quality of life. The
Childhood Health Assessment Questionnaire and the Juvenile Arthritis Quality
of Life Questionnaire were usedvith visual analogue scales for pain and general
well-being. Three hundred and three adolescergarent groupings agreed to

participate in the study. The study reported many differences in agreement
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between the parents and the adolescents with JIA. Adbkwledging that
perspectives differ, the study has implications for clinical practice, not least in

the area of communications.

91 601 ¢ PAI PI A OAAE A EAAI OE OAOOEAA xEEAE
than problems, and (is) able to tailor practicesit ET AEOEAOAIT AAT 1 AOA
1999:95). Beresford and Sloper (2003), in a qualitative study to explore

AEOIT TEAATTU EIlT AATT AOAAT 0086 A@PAOEAT AAG
the young people wanted choice as to who was present at the consultatio The

gender of the doctor was also significant; a sense of seeing tyh@ung person as

an individual and not just a condition was important. Continuity of contact with

the same physician was also considered to be significanthe young people also

noted that the presence of a parent could constrain the development of a

doctor-patient relationship.

Reed et al., (2003), discussing the concept of dignity of the child in hospital,
emphasized the significance of promoting this ancept in all settings Reedet
al., emphasized the need of promoting the dignity of the child both the macro
dignity and the micro dignity of the young person. The intrinsic worth of the
person and their best interests (Kopelman, 1997), including their personal
privacy, need to bemaintained as priorities by carers (Beauchamp & Childress,
2001).

Mayall (1996) discusses how children are required to comply with adult control.
Consequently, power issues can be a stressor in a familjLansdown (1994)

i AEAO OEAO bl EéxgeriefdesArOrelalidn EolthAihAdies add their

lives are very different to those of adults. These issues are very pertinent in the
healthcare situation. It is, however, important to make the point that this very

vulnerable population have a high stanohg in legal terms (Mills, 200),

including OEA %OOT PAAT #1171 OAT OETT 11 OEA %@AOA

of Europe, 1996) and the Convention for the Protection of Human Rights and
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Dignity of the Human Being with Regard to the Application of Biolggand
Medicine (Council of Europe, 1997).

There is a need to assist patients and families to understand the disease

process; what is happening to their body, how it is happening and what is the

best course of action to control it and avoid damage to joist Perhaps more
user-friendly anatomy and physiology information should be available on the

Oi AAEATEAO8 AO OI xEU ETEI OO AOOOI A ODBI «
flexed positions leading to muscle spasm and shortening, with consequent
contractures AT A OOEA ATITETT 8 EIDPAAO 11 I OEAC
accommodate and compensate, leading to increased energy expenditure

because muscles are working within a compromised range only.

)y £ UT 01T ¢ PATPI A AT A OEAEO ££Ai Ejpiisfabd A£OI1 1 U
the implications of less than optimal adherence to physiotherapy programmes,
there may be less difficulty with compliance to these programmes.
Interestingly, there appears to be a paucity of information on this significant

issue in the literature.

In conclusion, communication skills need to be ageand developmental stage
appropriate. The skills used with teenagers are different to those used with
adults. Education and training for personnel working with teenagers in clinical

situations needs to be analyzed and reviewed.

2.12 Social Support

The aim of this section is to discuss the significance of social support.

31T AEAT OOPDPTI OO AAT AA AAZEET AA AO OEA «
relationships promote well-being and protect people from Ilealth declines,
DAOOEAOI Al U xEAT OEAU AOA EAAET ¢ OOOA
Revenson, 1993:97).
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Many authors associate social support with positive welbeing for adolescents
with a chronic disease (LaGreca et al., 1995; Price, 1996; Kyngda¥)00, Kyngéas
2004). The key members of the social network include family and friends. Good
compliance with a treatment regimen is correlated with positive family
dynamics, while discordant family relationships are associated with poor

compliance (LaGreca et al., 1995; MillerJohnson et al., 1994; Kyngas, 2000).

Berntson, et al.,(2003) comment on the heterogenicity and the severity of
juvenile arthritis. Juvenile idiopathic arthritis is a selflimiting disease for some
patients but also a debilitatingprogressive condition for others. They assert the
importance of identifying early those with the more severe forms of JIA in order
toAA OOEOOAOEIT T A xeAuoditie intpact oApotenfiaipEiblens O
physically and psychosocially. Theyemphasze also the need to provide the
necessary support for those with milder forms of JIA. Britton (2001) indicated

that families may need support due to the oscillating nature and
unpredictability of the condition contributing to family distress and

consequantly impacting on family quality of life.

Friends and peers can provide emotional support through acceptance of the

young person and by their inclusion in the peer group. This can be associated

with better coping skills and may have a buffering effect, Ui the opposite can

Al 61 AA OOOAs 6EI EEATT OOIT j¢nmmoq OAE
consequence of insufficient social support the impact of the disease and distress

may be increased.This is also known as the vulnerability hypothesis. Kyngast

al., (1998) advises that frequently peers have a positive impact and often can

assist the young person with a chronic condition. However, there are times

when peers can exert a negative influence; the young person with the chronic

condition may want to have the same lifestyle as their friends and concordance

with a recommended treatment plan is abandoned.

In a qualitative study in Finland, 40 adolescents with a chronic disease were

interviewed. The findings indicated that not only were family, friends peers,
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healthcare personnel, school and other adolescents with a chronic condition
important for providing social support because each had a unique role, but also
important to the support network of the young person were pets and
technology. The young pople considered that their pets understood their
emotions, had a constant presence in the home, and were available when the

young person needed themThey also reacted appropriately (Kyngas, 2004).

Noll et al., (2000), in a study to investigate if youngeople with arthritis have
more social and emotional problems than caseontrol classmates, found a
psychological resilience amongst young people with arthritis. It was also noted
that the fact that the young person had arthritis was not the principal fetor in

situations where significant social or emotional problems were evident.

Packham and Hall (2002) carried out a study to assess the level of education
attained and employment gained in a group of 246 adults identified with an
average disease duratin of JIA of 28.3 years.A comparative group of their
siblings and national statistics was used. The findings were very interesting.
The study group achieved significantly better results than the national average
and their siblings. The unemployment ra¢, however, in the patient group was
twice that of the national average. The incidence of workplace discrimination
was found to be 25:1. Packham and Hall (2002) note the importance of social
attitudes towards disability. In recent years Ireland was the bst nation to the
Special Olympics and there is no doubt that the event raised disability
awareness at the time. Recent legislation (The Disability Act 2006) has also

increased disability awareness.

OAAEEAI AT A (A1180 OOOAU nificancerot t@nsiioh OT  E E (
from education to employment and the importance of educational achievement

and coping skills. The need for specialist career guidance was evident;

interview techniques and assertiveness training were recommended.
Discrimination by omission and commission were found by the patient group,

problems at job interviews (45%), and once in a job overt and covert
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discrimination was encountered, with 26% being passed over for promotion or
sidelined into less fulfilling work. Financial secuity and independence rely
heavily on being employed. Psychological healthoo can be significantly

affected by unemployment.

Ongoing accessibility to expert advice can be of enormous value, particularly
during a flare-up when direct access to expertise an positively impact on
reducing the intensity of the flareup and accelerating recovery. Knowing that
the situation is being monitored even at adistance, can providerelief and
comfort to families. New technology and greater use of multimedia electrani
communication can assist with this form of service provision and service

development.

Residential workshops for parents of adolescents with juvenile idiopathic
arthritis can provide a safe environmenfor parents to discuss their concerns
and have beershown to be an effective intervention in the care of young people
with JIA (Turner, et al., 2001).
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2.13 Transition to Adult Services

Adolescence is a time and a process of transition from childhood to adulthood
when young people develop their life skillsand competencies and assert their
independence by establishing relationships outside the family, finding
employment, and forming a personal and sexual identity (Packham, 2004lt is

a time of change and challenges; however, some adolescents with a checon

illness may not have the same opportunities or abilities as their healthy peers.

The transition from childhood to adulthood is a process that requires a number
of milestones to be met (Hardoff & Chigier, 1991), including the consolidation of
personal and sexual identity, the establishment of relationships outside the
family, the achievement of independence from the family, and the finding of a

career/vocation.

In recent years there has been greater recognition of the particular needs of
adolescents wit chronic conditions and healthcare provision.Transitional care
EO AAEET A A-facht€l, abiike pfoebsQiiiat attends to the medical,
psychosocial, and educational/vocational needs of adolescents as they move
from child- to adult-A AT OOAA A &tOak,61998:570).0 The process of
planning transitional care requires a collaborative effort from the young person
and the healthcare team. Transitional care is advocated by many commentators
(BSPAR 2009; ARMA 2010) Blum et al. (1993) suggest the needor a
continuum of care from the paediatric care team service to the adult care team
service. Paone et al.,, (2006) have integrated a multidisciplinary approach to
their model of transitional care, the ON TRAC (Taking Responsibility for
Adolescent/Adult Care) model, which advocates early planning and the

provision of sustained opportunities to develop life skills.

Rosen (2003:309), in a position paper of the Society for Adolescent Medicine on
transition to adult health care for adolescents and young adudtwith chronic
conditions, states that the goals of a eordinated transfer to adult health care

are:
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e 041 1T DPOEI EUA EAAI OE AT A O EAAEI EOAOA
her maximum potential.

e Proactive transition to the adult healthcare system enawrages young
people to be successfully integrated into a comprehensive care system to
meet their complex needs.

e The transition must include primary, secondary and tertiary care with a
careful delineation of a financing system that will support a
comprehen€ OA AAOA DPOI COAi |l A86

Rosen (2003:309) suggests that the principles of successful transition include
the implementation of age and developmental stageappropriate services. Care
should meet the unique needs of the individual. Also, a transitional prograne
should include services that would concern alhdolescents, including substance

abuse and other health promoting and damaging behaviours.

Rosen makes the point that transitional care is most successful when a-co
ordinator who will liaise with the patient and the family and the healthcare

team is appointed.

Recognising the possibility that adolescents with chronic conditions may have
psychosocial delay and may display more dependency behaviours, transitional

programmes may enhance selfeliance, persoral responsibility and autonomy.

Packham et al., (2002) noted that patients developing JIA over the age of 12

years had the highest risk of developing anxietyelated problems.

Paone, et al., (2006) discuss the importance of successful transition from
paediatric services to adult services. Developing the competencies and life skills
to actively engage and participate in their own healthcare management requires
preparation. This is a process that needs tbe developed at an early age. It

needs to be ceordinated, developmentally appropriate, psychologically sound
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and uninterrupted. The ON TRAC model (Taking Responsibility for
Adolescent/Adult Care) is a generic model of transition care for adolescents
with chronic diseases and provides a clinical pathway There is a need for a co
ordinator to liaise with the young person and the care team.Documentation
should include a portable medical record, a transition record and the healthcare
plan for the future. Transitional care services need to be more tharransferring
the patient and their records to adult services. Pai and Ostendorf (2011)
reviewed the literature relating to the transition process from paediatric
services to adult services amongst young people with chronic diseasedhe
rates of attrition and factors that impact on the process were analyzed. They
highlighted that high rates of noradherence to medical regimens (Annunziato,
2007; Kipps et al., 2002;Martinez et al, 2000) that can occur at these times
result in difficulties with physical (Kennard et al., 2004), psychological (Drotar
2007) and quality of life issues (Ekberg et al., 2007; Fredericks et al., 2008).

Barlow et al.,, (1998) reviewed seven studies relating to psychosocial
interventions for children with JIA. None of the studiesvere RCTs and five had
samples of less than 13 children. Within these limitations cognitiveehavioural
therapy, summer camps and family retreats were all found to be beneficial.
Mentoring was also found to be of assistance to mothers of children withAll
The mentors were mothers of young adults diagnosed with JIA during early
childhood. The mentoring intervention evaluated by Ireys et al., (1996)
demonstrated an improvement in maternal mental health and social support

compared to the control group.

Active selfmanagement is associated with higher adherence to treatment

regimens, improved outcomes and high levels of sedffficacy. However, chronic

diseases are frequently unpredictable. Fluctuations and crises are part of

chronic diseases and can tak#heir toll, causing people to have higher levels of

fatigue and pain. 4 EAOA AA1T EAOA EIi bl EAAOEIT O A

socialize and to take exercise. The process of recovering from a flane of the
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disease can take a number of months during wbih the young person may have

reduced energy levels and stamina. These can impact on the quality of a
DPAOOT 160 AAEI EOU OiF ET OAOAAO xEOE 1 OEAO
potential for isolation, leading to low mood and possible depression,
appropOEAOA O0OPPT OO0 EO T AAAAA O1-ObBHaki EUA
2006).
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3. ETHICAL CONSIDERATIONS

The aim of this section is to discuss some of the ethical considerations that
guided the project. Principles within the Nuremberg Code (1947), the Heldun
Declaration (World Medical Association,2008), and the Data Protection Acts
1988 and 2003 are discussed.Consent, including informed consent, ongoing
consent, voluntary consent and the capacity to consent, is a key issue. The
Ei DT OOAT AA \iefis aAd=cBncedn® i& todstllered and addressed. The
key element of the ethical guidelines referred to the dignity of the person,
respect for the person and safeguarding the best interests of those paipating

in the research study.

The Belmont Report The National Commission for the Protection of Human

Subjects of Biomedical and Behavioural Research, 1978) provided research

ethical principles to help safeguard research participants and assist researchers.
Beauchamp and Childress (1979) in their seminalork discuss the importance

of justice, autonomy, beneficence and nemaleficence. The principle of justice

is a broad concept and is associated with fairness, equity, honesty and
correctness (for example, has the person made the right decision?)The

principle of autonomy is concerned with the obligation to respect the person as

an independent individual with the right to selfdetermination (Rogero-Anaya,

1994). Beneficence is associated with the positive potential of doing good, for

example the benetfis of taking part in the research.Mulhall (2001:541) poses a

number of questions relating to the therapeutic versus the research imperative.

0) 0 EO AATTO1T 1T CEAAIh xEAOA OEA ET AEOGEAOD
such? Is it advocacy for humarights? Is it based on justice, beneficence and
OAOPAAO &£ O PAOEAT OO6 OECEOOe )OO EO OOEI
AOOOEAO ETT xI AACAed 4AEAOA AOA OI T A T &£ <

exploration and analysis.

Non-maleficencerefers to the obligation of the researcher to avoid harm. The
principle of non-i AT AEEAAT AA OAOT 1 AOGAO xEOE OEA (
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EAOI 6 | 3 x Elothérissuesofreoncet éclude the fact that the benefits
of taking part in the research mustoutweigh the risks. The ains of the research,
the methodological approach of the research, and the outcomes of the research
need to be considered from an ethical standpoint for robustness in relation to
the rationale of the project, and as to how the piect will increase the body of
knowledge on the topic (Burns & Grove, 2005)Veracity is about the honesty of
the work, and the responsibility of the researcher to provide honest information
and explanations for participants and honest interpretations ofthe data.
Fidelity is associated with trust, and its significance in research relates to the
necessity of researchers to protect participants from risk (A Bord Altanais,
2007). Many commentators discuss the significance of ensuring that the ethical
aspects of a research project and its potential implications are considered in
depth before the research is conducted (Fieldand Morse 1996; Ross et al.,
2010).

Practical, physical and psychosocial implications for participants need to be

considered. Exploréion of potential unforeseen, unintended consequences of

the research and the contingency strategies to manage such situations also need
01 AA AT 1T OEAAOAA DPOET O O1 AAOA AiTl11AAOQEI
xEAAT & 1T 001 ET A0 O A Gdhdderatin aAdpiotideOa uBeO OA O /£
practical guide. Cutcliffeand2 ATl AEAOAT j¢nmnpq AEOAOOO OE.
ET DPOI AAOGOGS i1 AAI h OOCCAOOETI ¢ OEA 1T AAA £

periodically with participants if they wish to continue to participate. The

M

research process is a dynamic process, and consequently a participant may have
consented to participate in the study within particular parameters or
circumstances. If, however, those parameters or circumstances change or are
revised the research participant needs to be advised in order that they too can

revise their decision to consent to participate in the study.
The International Council for Nursing (ICN) (1996) also provides a framework

of ethical principles for nurses carrying out research. These include

beneficence, noAmaleficence, fidelity, justice, veracity and confidentiality.
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These principles have been further refined to four areas, which are: the right not

to be harmed, the right of full disclosure, the right of selfletermination

j OOAEAAOB8 O OECEO Oi AAAEAA Oi OAEA PAOO
of privacy, anonymity and confidentiality(Howarth & Kneafsey 2007)

3.1  Children as Participants i n Research
The United Nations Convention on the Rights of the Qthi (United Nations,
1989) is clear in its indication that children need to be involved in decisions that

impact on them. This has been reinforced in legislation in other countries, for

AgAi p1 A OEA #EEI AOAT G0 ! A0 pwyw Actl CI AT .

1985. Many bodies provide ethical and practical guidelines for the use of

OAOAAOAEAOOh ETAI OAET ¢ OEA 771 01 A -AAEAAI

which was amended at the 59 WMA General Assembly (2008) and provides
ethical principles for medcal research. More specific guidelines for children
include ethics guides from the Medical Research Council (2004), the National
#EEI AOAT 6 O (2003 anl B@narfos (2002). The National Research
Ethics Service UK (2007) provides information sheetsand guidance for
researchers and reviewers (Twycross, 2009). In recent years in Ireland, there
has been greater recognition of the needs and the rights of children (Considine
& Dukelow, 2009). There have been many changes in child care policy within a
relatively short timeframe of twenty years approximately. A social policy
framework for children began to emerge with the implementation of The Child
Care Act in 1991, and in 1992 the ratification of the UN Convention on the
Rights of the Child by Irelandoccurred. Other developments in social policy in
recent years demonstrate greater appreciation of the needs of children to be
protected by government policy. In 1994 a dedicated Minister of State for
Children was appointed. This led to the publication fothe first National
#EEI AOAT 60 300A0OACU ET ¢ mmhidien & ¢oirigC AT 1

people. Following on from this publication and growing recognition of the need

(

Al O AEEI A DPOi 6AAQEI 1 OEA . AGEI 1T AI #HEEI A

implel AT O OEA . AOET T Al #EEI AOAT 60 300AO0ACG

Ombudsman for Children was established in 2.
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yT ) OAT AT An 4EA . AOGETT Al #EEI AOAT 80O 300/
provide children with the opportunity to provide their opinions on areas of

ET OAOAOGO O1 OEAI 8 /ITA Cci Al ET OEEO OOOA
voice in matters which affect them and their views will be given due weight in

AAAT OAAT AA xEOE OEWHE Qatein€riindibdted thd rdleadc@ E OU 6 8
of consulting with children and the importance of listenng to their views and

concerns.

The Department of Health and Children (2009) published a document relating

Ol AEEI AOA#&DI DADRAAOAEA OA A Quiieh reQogris&SE E A A
the signiiA AT AA T £ AEEI| A ddicatésGhe 0ek®BriaCAlthHre of

safety and protection for children and the need to have a national governance

body with the authority to implement national standards for research with

children. There is acknowledgemenhof the need to protect children as they are

a vulnerable section of the population.However, it is recognised that there is a

need to improve practice and care as a consequence of consultation with
children. The rationale for participation of children in a research study must be

to increase knowledge and improve practice so that children can benefit from

subsequentdevelopments inhealth care (McGuinness & Wilkinson, 2009).

Many of the guidelines refer to the need for security screening of researchers
prior to commencing the research (MRC, 2004; NCB, 2003). The limits of
experience and expertise of the researcher should cknowledged (Barnardos,
2002; NCB, 2003 RCN 2009. Preventing and avoiding harm is advocated. The
. AOET 1T Al # EEI 008 Aldgdess the ead fAr@ pgriad of debriefing
prior to the end of an interview meeting in an effort to identify any adverse
effects of an interview. The exchange of contact details is also recommended in
an effort to provide sources of help or assistace for the young person post
participation in a research study. One example of safeguarding all of the
participants in the study, particularly the younger participants under the age of

18 and the researcher, is to detail the venue of the interviews antidse present

during the interviews.

82



Chapter 3: Ethical Considerations

3.2 Informed Consent

The aim of informed consent in research is to allow potential research
participants make informed choices as to whether they wish to participate in

the research. Participants need to be fully awaref the process of the research

study and the decision to participate must be voluntary. The Nuremberg Code

describes informed consent (1947) as follows:

O4EA O11 01 OAOU AT TOAT O 1T &£ OEA EOI AT 060
means that the person inwelved should have legal capacity to give consent;

should be so situated as to be able to exercise free power of choice, without

the intervention of any element of force, fraud, deceit, duress, oweeaching

or other ulterior form of constraint or coercion; and should have sufficient

knowledge and comprehension of the elements of the subject matter

involved as to enable him to make an understanding and enlightened
AAAEOET 188 j"1T11CAAOAATh ¢nnodpmyQds

The British Educational Research Association (BERA, 2004 .@efined informed

AT TOAT O AO OOEA AT TAEOQGEIT E1T xEEAE DAOOE
DAOOEAEDPAOEIT xEOET O1 00 AT U AOOAOOh DOEI
Consent, to be real or vall, must be voluntary, informedand given without

undue influence or duress(Van Dokkum, 2011 BERA 2004. Didcock (2006)

discusses the importance of informed consent and its particular significance

when related to young people, who are considered to be a vulnerable
population. Informed consent in this project meant that parents of the child

gave written consent following appropriate information giving. Young people

under the age of 18 in Ireland may not have the legal capacity to give informed

consent; however, they may give informed asseniills 2007; Kirk, 2007). The

children agreed to give their written informed assent agreeing to take part in

the research following information being provided in an age and cognitive
development-appropriate format. Participants needed to have the capacity and

the compdency to understand and disseminate the information provided in

order that they could make an informed decision.The group were vulnerable,
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and the possibility of coercion or a sense of obligation to comply with requests
to participate in the research prgect also needed to be considere@Hinds et al.,
2007; Alderson & Morrow 2004). Hinds et al., (2007) make the point also that
caring, sympathetic behaviour of the study team members may make refusal
more difficult. All of these issues required careful aasideration. Endeavouring
to get the study completed there was the tension between being assured that all
participants were properly informed and were giving their voluntary
consent/assent, and meeting the young people and hoping that they were not

goingto be affected negatively by participating in the study.

3.3 Anonymity and C onfidentiality

Anonymity and confidentiality are assured under normal circumstances.
However, in legal terms the guarantee is not absolute and may be overridden,
but only in very particular circumstances of potential or real harm to the young
person or others (Van Dokkum, 2011). The best interests of the child must be of
primary importance always. The researcher must disclose the information to

the appropriate authorities if the child or others are at serious risk of harm.

3.4  Gaining Ethical Approval for the Sudy

To commence working on the project ethical approval needed to be sought.
Each hospital site required individual approval from their own local research
ethics committee to proceed with the study. Gaining ethical approval from each
hospital site for the project required submission of a detailed written
application. This application included the named support of a local medical
consultant who would be the named pincipal investigator on site. Signed
approval from a university academic supervisor was also required. All
information to be given to the respondents, including letters of introduction,
leaflets, consent forms and questionnaires, were required to be submitieas
part of the application. Ethical committees reviewing research applications are
voluntary and may only meet on a bimonthly basis, consequently, time delays

can occur. This situation arose in relation to this study on three sites. As the
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applications were not standardised the requirements for each comittee were

slightly different.

One site required Garda clearance. This was one of the first sites to be applied
to for research ethical approval, and consequently on subsequent applications,
it was usdul to be able to state thaGarda clearance had been gaindplease see
Appendix 5). In recent years Garda clearance is being sought increasingly for
persons working in many settings, but particularly for those working with
children. Gaining Garda cleaance can be a lengthy process due to increased
applications and level of activity in this office. This situation is a significant

factor in the timeline of the data collection period.

Two research ethics committees also sought a personal interview, which
included a presentation providing an overview of the project. Detailed
guestions were asked about the project, including the potential for harm and the
strategies in place if it emerged that a young person had become upset by some
of the questions or if it emerged in the questionnaire data that a young

person(s) was adversely psychologically affecteby their arthritis condition.

All of the applications for ethical approval of the project sought details as to how
these ethical principles were being addrssed in the project, including issues
relating to compliance with data protection legislation. For example, questions
were asked relating to where the data were to be stored and how the data were
stored. It is noteworthy that all of the consultant physi@ans (the principal
investigators) checked with me that ethical approval had been gained prior to

commencing datacollection at all of the siteqplease seéAppendices6az 6h).

The consent form needed to comply with the university requirements and also
local requirements. Consequently, minor amendments were made to meet the
local requirements of different sites. Consent is only valid if it is informed and
voluntary. It is a process where the details of the research, the purpose, the

process, the inteneéd outcomes, the potential risks and benefits and all the
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relevant issues are disclosed to the potential participant. It is important that
people do not feel obligated to participate. The researcher, when seeking
participants, needs to emphasise that paicipation is voluntary, particularly
with a vulnerable population of young people under the age of 18 (Parahoo,
1997). Consideration needed to be given not only to the parents of the young
people with arthritis but also the young people themselves. This was done
using letters of introduction and information relating to the project, and also
talking to and consulting with the young people and their parents. The
presentation and the use of language of the information leaflets were developed
to meet the needs of the young people as well as adults in an agend cognitive
development-appropriate format. The nature of consent is that it is informed,
voluntary and ongoing and the person has the capacity to make decisions. The
participant may wish to withdraw from participation if the informatio n or the
circumstances change.lIt was important to check with the young people that
they understood what was being requested of them and that they were willing
to participate in the research, whether this was taking pd in an interview or
completing a questionnaire (Masson, 2004). The age of legal capacity is
normally 18, with some exceptions.If under the age of 18 the young people may
not be able to give written legal consent but they can provide written informed
assent. Parents of participating young people were asked to give their consent
and the young person provided their assent in writing. All of the young people
who were approached were very interested in the project and provided their

written assent.

Data collected needed to comply with the Data Protection Acts of 1988 and
2003. Data were anonymized and contact details of participants were kept

separately.

3.5 Summary
Ethical issues were considered to establish implications for the study. The
project was guided by the ethical principles of autonomy, justice, berieénce

and non-maleficence. The safety and welbeing of all concerned in the study
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were of critical importance. Careful ethical consideration was required to
identify concerns before commencment of data collection. Consent from
participants needed to be voluntary, informed and ongoing and the research
participants needed to have the capacity to consent. The relevance of the
research, pertinent information for potential participants and the nature of
participation were significant issues for informed decision making by
participants. The children participating in the research added another ethical
dimension and further reinforcement of the need to safeguard the welbeing
and interests of allthose involved in the research. The importance of respecting
the rights and dignity of participants and the time and effort contributed to the
research study by the participants needed to be acknowledged as a dimension
of the ethical framework. The roleof research ethics committees is to safeguard
and protect the health, welfare and rights of participants in research studies.
Each site had local compliance requirements to minimize predictable risk to

participants.
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4. DESIGN APPROACHES METHODOLOGY

4.1 Int roduction

This exploratory quality of life study used both qualitative and quantitative

methods. Data source triangulation and method triangulation were used in the
study. It was applied research and it was underpimed by a pragmatist

paradigm. The aim d this chapter is to provide a context and an understanding
of the theoretical framework that underpinned the study. The chapter
considers the rationale for choosing particular concepts to provide a foundation
for the study, the ideas and concepts that iiated them, how they were framed

and how they were developed.

4.2 Historical Perspective

Historically, different types of research have distinct principles and distinct
world views. Mixing different types of world views in a research study can be
contentious; therefore, the rationale for using mixed methods needs to be
strong and needs to be well considered to avoid underming the study. Some
of the aspects of quantitative and qualitative methodology are examined to
acknowledge the different stances beach and to assist with the rationale for a
mixed methods approach to the stdy.

AEA OAOI O ONOAT OEOAOCEOAS AT A ONOAWEOAOEOD
or paradigms in research. These are linked to their own separate ontological,
epistemological and axiological underpinning assumptions and their own
distinct methodologies, including their strengths and weaknesses (Willis, 2007).
Quantitative research gives rise to a formal systematic, logical
positivist/scientific world view. Qualitative research is linked to an
interpretivist/constructionist, naturalistic, humanistic view with a post

positivism foundation.

The intent of quantitative research is objectivity, detachment and control. The

process aims to reduce the sum to its parts and explaihe parts, sometimes
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OAEAOOAA OI A dGn quantidiivk 2dearch AhE théorkthd Bcus is

on testing theory. Knowledge is generated by deductive reasoning, which

Oi 1T OAO &0O01 i OEA CcAT AOAT O1 OEA DPAQGOEAOI A
quantitative data are concerned with measurement and establishing the
relationship between selected factors. Subjective and qualitative data are
concerned with OT AAOOOAT AET ¢ DPAT BI Adrio (CAh@d& OEAT A,
Manion, 1989).

The focus of qualitaive research is to provide holistic meaning and
understanding on a macre and micro-level and emphasise the role of language

(Dodd, 2008). The theoretical focus is on developing theory. Often the design in
qualitative research is flexible and emergent Krankel & Devers 2000). The

reasoning in qualitative research is dialetic and inductive. Inductive reasoning

iTOAO OEOADOBEARA AO OI OEA CATAOAI & | &E
researcher shares in the interpretation of qualitative research; this, o, has an

impact on the research. Guba and Lincoln (2005) refer to this type of
methodology as hermeneutical. Qualitative research can be regarded as more
OOAEAAOEOA AT A EO AT 1 OEAAOAA AU Oii A AO
Grove, 241).

4.3 Rationale for the Utilization of Mixed Methods Methodology

Some commentators believe that research studies should be either quantitative

or qualitative and that mixing them is incompatible with the core origins of the
epistemology, paradigms and frameworks fsm which they were derived

(Rossman & Wilson, 1985; Howe, 1988). However, other commentators suggest
OEAO OOAOEAO OEAI OEETEET C 1T &£ NOAI EOAC
ETATTI DAOEAI Ah OEAU OEI OI A AA OAAT AO AI
Teddlie and Tashakkori (2003) suggest that greater understanding of a
phenomenon can be facilitatedby utilizing a number of perspectives to study it.

Baum (1995) suggests that an array of instruments is required to explore

complex issues. This can include bothqualitative and quantitative methods.

Morse (2003) suggests that if a mixed methods methodology is used each
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method should adhere to its own distinct guiding principles to benefit from the
strengths of the method. Issues raised andjuestions asked relatel to the
appropriateness of mixed methods methodology, in other words would it
answer the research question? Would it add value to the research or would it
weaken its strength? Patton (1990) is of the view that there is a need to
understand the reality o life in all its complexity. The research question is of
primary importance and utilizing the appropriate methods to answer the
question is vital. The researcher should acknowledge the distinctions between
the two schools of thought but should forego tb quantitative versus the
qualitative debate, move beyond it and adopt an impartial appach to it.
0AOOT 160 OEAxO AOI OCEO OEA 1 AOGET AT 1T CEA/
hand and refocused it on the aim and objectives of the study and the issue of

the most appropriate approach to the study.

4.4 -RAROET A0 4EAO O&EOS8 OEA 2A0AA0AE 10A0
The aim of the project was to endeavour to gain a deeper understanding of the

quality of life of young people with arthritis by evaluating their perceived health

-related quality of life. Embedded into the ongoing planning of the project were
considerations not only of world views but also the appropriateness of the

methods in the research process that were to be udevith young people and

adults, to avoid harm andto endeavour to accurately reflect the views of those

taking part in the research project. Quality of life analysis has its roots in social

research assessing living standardsThe purpose of using quality of life analysis

is based on practical applicabns; by improving knowledge in the area it can

influence policy issues.

The domains of assessing quality of life are constructed in consultation with

potential respondents when generating instruments for use. Sarantakos
(2005:326) suggests that quality @ life analysis is frequently studied within a

NOAT OEOAOEOA OAOGAAOAE 11 AAT O1I AAAET ¢ Ol
DOAAEOA AOO Al Ol CAT AQualitaive dvaldatfoncAnialdo AT | DA

be used through the use of interviews and personaeflection but the results
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I £#£FAO O1 Ei EOAA CAT AOAI EOAAEI EOQUG 8 I DOA
and quantitative methods if they were the most appropriate methods for the

phenomena under study(Onwuegbuzie & Leech, 2008).

4.5 The Appropri ateness of Pragmatism

External issues influenced the theoretical framework of the study also. The

need for flexibility, adaptability and pragmatism, it could be suggested, were
OOEOOOO OPiI18 OEA OOOAUS A4EA ET gAfi OET 1
life of young people with arthritis. In the early stages of the project it was
envisioned that the study would be a predominantly quantitative study with

only a small amount of qualitative work in the preliminary phase to assist with

the generation d questions for a health services questionnaire. However, as the
project evolved it unfolded that the expected numbers of young people with

juvenile arthritis to complete the questionnaire could not be sourced.

The design of the study needed to be remived and revised and a new, adapted
approach taken. After due consideration, a pragmatic approach emergekhis

approach would, however, change the research design from a quantitative
dominant design to a qualitative dominant design. A decision was made

interview a number of parents of children with JIA on the western seaboard of

Ireland and to interview members of the clinical team in the same area to gain

their views on the quality of life of young people with juvenile arthritis. It is
important to acknowledge how the conceptual framework and the world view

AAT AA AT A xAO EiI PAAOAA oAllf the Addipwadto OOAAI
move forward, problem-solving skills and a flexible and pragmatic approach to

its design were required.

Collecting cata from a number of sources and by more than one method allowed

the construct of healthrelated quality of life of young people with arthritis to be

viewed from a number of perspectives- young people, their parents and

clinicians. The aim was to increas the richness of the data by the use of

OOEAT ¢OI AOGEIT T 8 +T AEl AT A "OAEOI AUAO | pw
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technical term used in surveying and navigation to describe a technique
whereby two known or visible points are used to plot the locabn of a third
b1 E ITii@dedn was found in the social science literaturas a metaphorin the

1950s to explain the use of multiple methods to measure a single construdin

more OAAAT & OEi A0 OEA OAOI OAEAOO O OOE

methods within a single tradition (quantitative or qualitative) or across those
OOAAEOQEIT 1T 08 | DdnainA1078)imdimated, thap thefesare four types
of triangulation: theoretical, data, investigator and methodological

triangulation. Data and methodriangulation were used in this study.

Some of the conceptual paradigms of phenomenology resonated as being
pertinent to the study also. Benner (1985:1) considers quality of life within a
phenomenological perspective and comments on the need to capturegthunique
contextual, experiential perspective of the research participant. Mills (1994:27)
states phenomenologists seek understanding of an experience, not

O1 AAOOOAT AET ¢ T &£/ OEA Al 1T AApORh AT A OEA
meaningoE 1 1T A5@b A EEORAIAA Re 6

The concept ofverstehen(understanding) is concerned with understanding the
subjective perceptions, opinions and realities of daily life of participants of the
research. It is concerned with what has guided this process of how and why
their reality is perceived (Sarantakos 2005). The concept gerstehenis context
-sensitive. It is interested in how people make sense of and interpret their
particular situation and why people have constructed their views and opinions
and interpreted their reality, for example a teenager with arthritis having the
social support of good friends. Palmer (1969) suggests that interpretation is
bringing understanding to the process. It is acknowledged that this study has

been influenced by phenomenological congeual thinking.

This literature was useful to explore the depth and breadth of quality of life and

how it is interpreted within its context.
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4.6 The Rationale for Purposeful Sampling

Purposeful sampling was used in the study to provide informatiosich sources

of data. The sources of information included the young people with juvenile

arthritis, their parents and their clinicians. Patton (1990:160) explains the
significance of purposeful sampling. O4EA 11T CEA AT A bDi xAO
sampling lies in selecting information-rich cases for study in depth.

Information -rich cases are those from which one can learn a great deal about

issues of central importance to the purpose of the research, thus the term
DoOODPI OAEOI OAI PIETC68 4 with ariiti®i® sRIOET T T £

The population to meet the study criteriais smaller.

2A0A DI DPOI AGETT O AOA T mOAT AAAAOOAA AU C
sampling. Neither of these methods would have been possible due to gate

keeping mechanisms in @ce. Speziale and Carpenter (2003), discussing
purposeful sampling, emphasise the need for emengy concepts to be
represented. This requires research participants who are central to and have
information relating to the phenomena being studied. Chang et., (2009:839)
OOCCAOO OOEAO 106i AAGO Ai 110 POI OEAA OE/
waytheyAT ET D OT AAA Ehakglethal., @rd o6f Bé viel Qdt B8is more

useful to explain the engagement and interaction with participants of the stud

s xooA s o~ -

The validity of the study was dependent on participants with rich sources of
information. However, it could be considered that this created a situation
bl OOEAEI EOEAOS8 | 71 1 ATheDtwo#keyOrEaSddd)for ugn@ w wd, p g
purposeful sampling in the study were the exploratory nature of the study,
which required access to sources of rich data amidst the chafiges of accessing
a small population, and he need for pragmatic decisiommaking in the design of

the study.
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4.7 Summary of Theoretical Framework

The exploratory nature of the research question shaped the theoretical
framework, methods and sampling of his quality of life study. The design
needed to be fit forpurpose. Issues that needed to be addressed included the
appropriateness of the methodology to answer the research question and if the
methodology would add value to the study or weaken it. Othessues related to
the results and the possibility of them being constrained by the usef one

method only.

Triangulating the data and the methods allowed for the potential of
complementary data to enhance the understandingf the phenomena under
study. It also served the purpose of improving the validity of the study. The
OO0AAIOI AG AT 1 O0A@O AT A A@OAOT Al EOOOAO
pragmatic approach to the theoretical framework methods in social and

behavioural research.

Aims and Objective s of the Study
The aim of the study was to explore the healthelated quality of life of young

people in Ireland with juvenile idiopathic arthritis (JIA).

Objectives:
e To explore the healthrelated quality of life of young people with JIA and
compare theirviews with a peer group.
e To explore the health services experiences of young people with JIA.
e To explore the perceptions of quality of life issues of parents of young
people with juvenile idiopathic arthritis
e To explore the perspectives of clinicians imespect of quality of life issues

for young people with JIA.
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4.8 PHASE 1: Consultant Survey

Aim
To explore the

quality of life of
young people with
JIA

Phase One Phase Two Phase Three Phase Four Phase Five
Survey of Interviews Administration of Interviews with Interviews with
Consultants withyoung people guestionnaire parents clinicians

Figure 4.1: Phase One

Phase 1 Introduction

In the absence of a juvenile arthritis registrythe aim of phase 1 of the project was to
estimate the number of young people with arthritisin Ireland. All of the consultant
paediatricians and rheumatologists in the Republic of Ireland and a paediatric
rheumatologist in Northern Ireland were surveyed to ascertain how many young

people with JA they were caring for in the Republic of Ireland.

4.8.1 Method for the Consultant Survey
A database of the young people in Ireland with juvenile idiopathic arthritis (JIA)

did not exist, nor was there a database of the physicians caring for tgeoup.

Informal information from clinicians indicated that only a small number of
consultant physicians in Ireland had a particular interest in juvenile arthritis.
The population of young people in Ireland with juvenile idiopathic arthritis was
expected to be small, but was unknown. Early in thestudy process, the issues
and challenges of researching a small vulnerable population were considered at
research project meetings. Accessing the population, recruiting the group, tool
AAOGAT T BI AT O AT A telEQRGAVDI EA (CAAOTIENAAMN O0EG\Ghéte |

all issues of concern.
The purpose of the consultant survey was to survey the total population of

Consultant Paediatricians and Rheumatologists in the Republaf Ireland to

ascertain(See Apendix X
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a) If they had any patients with juvenile idiopathic arthritis

b) How many patients they had with juvenile idiopathic arthritis

c) Within what age categories didheir patients with JIA belong
The data collected would provide demographics on the number of consultants
caring for young people with juvenile idiopathic arthritis and an estimate ofthe

number of young people with JIA.

The aim was to target the total population of paediatricians and rheumatologists
in the Republic of Ireland Access to the contact details of theonsultants in
Ireland was gained from the National University of Ireland, Galway library copy
of the current Directory of Medical Consultants in Ireland (2003)and (2004).
This Directory provided details of consultants registered with the Irish Medical

Association.

There were no paediatric rheumatologist consultants listed in the Republic of
Ireland in the Directory. However, it was known that a paediatric
rheumatologist was working in Northern Ireland. To ascertain if this consultant
was caring for ary young people resident in the Republic of Ireland, this
consultant was surveyed also. The survey document was accompanied by an
introductory letter endorsed by local consultants who were consulte@dn this

area of the project.

The postal survey was admirstered at the end of August 2004 and by the end of
three months the response rate was 77%. One mail shot of 146 letters was sent
this included 113 paediatricians, 32 consultant rheumatologists and one letter

to the paediatric rheumatologist in Northern Ireland.
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4.9 PHASE 2: Methods for Interviews with Young People with JIA to

Develop Questions for a Health Services Questionnaire

Aim
To explore the quality
of life of young people
with JIA

_
1 1 1 1
Phase One Phase Two Phase Three ) Phase Four Phase Five
Survey of Consultants Interviews with young Administration of Interviews with Interviews with
people questionnaire parents clinicians
J

Figure 4.2: Phase Two

Phase 2 Introduction

Ten young people with JIA were interviewed. The aigof the interviews were:
To provide an opportunity for young people with arthritis to discuss issues
related to their healthcare services, and to form the basis of a questionnaire by

generating themes and questions for a Health Care Services Questionnaire

49.1 Methods for Interviews with Young People with JIA

The aim of this section of the project was to interview young people with
juvenile idiopathic arthritis. The rationale for the interviews was to assist in
generating themes and questions for the dalthcare services section of the
quality of life questionnaire, which was to be distributed to the targeted
population in the absence of any previously designed instrument.Following
ethical approval of the study, one consultant rheumatologist on the wesn
seaboard of Ireland provided the initial database of ten young people with

juvenile idiopathic arthritis to contact.

A letter from the consultant was sent to the parents of the ten young people
with JIA aged 1218. Information was provided about theproject and their
participation in the research was requested. A return form including

appointment arrangements, contact detailsand a stamped addressed envelope
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was provided. Appointments were made to suit the participants both in time

and in place.

4.9.2 Interviews

The nature of interviews is such that a converstational attentive approach is
used. Probing questions and clarification may be sought but comments and
judgements are not offered (Ryan, Coughlan & Ryan 2009)Theinterviewer
needs to provde a nonthreatening environment and needs to actively listen to
the interviewee using appropriate verbal and nonverbal communication.
Repeating or echoing can assist with clarification of the issues and
demonstrating the attentiveness of the interviewea. An advantage of interviews

is that they allow for flexibility, in-depth exploration and clarification of issues.

Disadvantages of interviews include that often, samples sizes are small, time can
be an issue and they are demanding of the skills of theterviewer. There is
also the potential for bias(Holloway & Wheeler, 2002;Beck & Polit 2004; Tod
2006; Burns and Grove, 201).

4.9.3 Choosing SemtStructured Interviews

There are three principal types of interviews: structured interviews,
unstructured interviews and semkstructured interview s. Structured interviews
are, as the name suggests, very structured and are frequently like spoken
questionnaires in order to elicit a standardised response. They provide the
interviewee very little opportunity or latitude to deviate from the specified
guestion. Unstructured interviews provide greater latitude to the interviewee

to discuss the topic and the unlimited opportunity todigress from the specific
topic (Parahoo, 1997; Becl& Polit 2004; Ryan, Coughlan &ronin 2009).

Semtstructured interviews are the most commonly used interviews. The

researcher normally has a set of questions or areas of interest that they wish to

consider to guide them during the interview. Semistructured interviews
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provide flexibility to be responsive to the interviewee and the capacity to
pursue and develop areas of interest that have been raised in the interview,
xEET A AO OEA OAI A OEI A ATT1 06011 1T &£ OEA ET
The interviewer can also ask prbe questions to pursue lines of interest and to

increase the richnesf the data (Burnard, 2005).

The interview guide helps to ensure that the areas of interest are covered
during the interview (Bryman 2008; Silverman2010). For these reasons a
decisionwas made to choose senstructured interviews for interviews with the

young people, parents and clinicians in this studfplease see fApendix 7).

494 Purposive Sampling

Purposive sampling was used in the study to reach a particular group of young

people who had juvenile idiopathic arthritis who would discuss their health care

service provision. 0! D OODPIT OEOA OAI b1 A E O -spekifed x EAOA
COT Ob AOA DPOODI OAIl U (GdrriénRH érey| 200B:188)0. A OAI Bl |,

4.9.5 The Interview Proce ss

Ten interviews took place. WECEO ET OAOOEAxO OI T E bl AAA
homes. The kitchen was the usual venue for the interviews and with few
exceptions parents stayed in the room.The two exceptions were interviews

with young people aged 16 andl8 respectively. These two interviews were

done in the living room of their home; their parents were in thehouse during

the interviews. Two interviews were not done at home. One parent and their

child came to meet me at a location that suited both paes and one interview

was with a young person who was aged 18 and working, who agreed to be
interviewed in the foyer of a hotel. Consent and assent were gained from both

parent/guardian and the young person.
Interview preparation included preparing the questions on topics, sequencing

the questions and also the prompt questions.Prompt questions are used to

engage or encourage the interviewee or to assist them if they lose their train of
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thought. They can also assist in gaining a balanced interview exping issues at
the appropriate depth and breadth (Legard et al., 2003).In this situation the
semi-structured approach provided a framework for the interview and the
prompt questions provided some leverage to broaden the discussion by asking

follow -up questions.

A broad question was used at the beginning of the interview to allow the
interviewee to provide an overview of a situation. This was probed further and
a focused question then followed to elicit greater detail. Timing of questions is
also important, as an illtimed question can ruin an interview The importance
of the process of the interview needs to be emphasizedthe introduction, the
warm-up questions and the interview questions, active listening, followed by
wind-down and close of theinterview (Legard et al., 2003 Bryman 2008;
Silverman 2010. Managing the environment and the interview are also paof
OEA ET OAOOEAxAO8O OAI EOS

During the interviews, within the context of the responses the followup

guestions assisted in clarifying and depening understanding of the issues and

themes pursued. This allowed new themes to be pursued in order to gain the
maximum amount of information and increase the richness of the data

j" 001l AOAh ¢mnmuQs 10A00ETT O OOANKE OAGH 1 ARI
on to a discussion of GP care, hospital inpatient and outpatient care, travel time

and medications and the side effects of medication and the impact of all of these

IT 1 AEOOOA OEI A AT A OAEITIETCS O(T1 x EOA
allowed for the acuity of the disease during the pst year and its impacton the

young person to be discussed. It also led on to a discussion on the healthcare

personnel that the young people were in caact with and their competence.

4.9.6 The Interviewe es
It was important to give the young people time to answer, not to anticipate their
answers and to actively listen to their views (Roberts, 2000). Mindful that these

young people had a chronic disease, verbal and naerbal cues such as fatigue,
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disinterest or distress were observed for (Mtional Disability Association,
2008). Observing body language and having eye contact can assist in the
interpretation of information and emotions, allowing the interviewer to
appraise the situation and to react appropiately, for example recognising when

it is safe to probe the participant to further explore an issue or when to wind
down or terminate an interview. The young people demonstrated interest and
were thoughtful in their answers. Following the interview, theinterviewer was
available to check if the interviewee was in a safe situation and contact details
were checked before leaving collection process when particular issues relevant

to those phases are discussed.
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4.10 PHASE3: Methods for Questionnaire to You ng People

Aim
To explore the

quality of life of
young people with
JIA

Phase One Phase Two Phase Three Phase Four Phase Five
Survey of Interviews with Administration of Interviews with Interviews with
Consultants young people guestionnaire parents clinicians

Figure 4.3: Phase Three

Phase 3 Introduction

The DISABKIDS HealtiRelated Quality of Life Questionnaire and the Health
Care Services questionnaire were administered at consultant outpatient clinics
on five sites thraughout the Republic of Ireland to young people with arthritis.
The DISABKIDS questionnaire has a generic module and a conditgpecific
module. For comparative purposes young people with arthritis completing the
DISABKIDS questionnaire were requested taask a peer to complete a

questionnaire with generic questions only.

4.10.1 Questionnaire to Young People

Phase three of the project was the distribution of a questionnaire to young
people with the agreed criteria at outpatient clinics. The instrument usd was a
survey questionnaire, and aimed to gather information from a population and
provide data relating to specific variables. In this study the variables were to be

used for descriptive purposes.

4.10.2 Principal Investigators at Research Sites

Data from the preliminary survey to the consultants indicated six consultants
with a particular interest in the area of juvenile idiopathic arthritis, five of them
in the Republic of Ireland. These five consultants were contacted and ethical
approval sought from their institution for the research to be carried out was

gained. These consultants agreed to be principal investigators for their own
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institution.  Consultant public outpatient clinics were normally held on a
monthly basis. This required travelling tothese clinics and distributing the
questionnaires. The researcher was the only person involved in the distribution
of the questionnaire. This provided the work with consistency and provided me
with an overview of the project and a good understanding ofhe nuances of

each outpdient clinic.

It was important to meet with the consultant prior to each clinic commencing

and check with them which patients to approach. The outpatient clinics

POl OEAAA OEOOAOQGET T Al BEO® OAADDEMBABO ADA B
example, observing patients and their famiés as they entered the clinicthere

were instances when it was obvious that a patient | was expecting to approach

to take part in the researchwas not feeling very well. A decision would be made

not to approach the family on that day but to approach the family at another

time.

The purpose and the rationale for the research were explained. An information
leaflet accompanied each questionnaireplease see Appendix 8). Having given
their written asent and gained their parentalwritten consent the young people

were asked to complete the questionnaireand return it. This gave the young

pAi BT A Al Oi b0 1008 OEOOAOEIT EZE OEAU AE
It also meant that they were notunder any duress to participate in the research.

The sefAOOAOOI AT O NOAOOEITT AEOA bPOT OEAAA A
categories of evaluation. &T O A @Al I Ah NOAOOEI T 1T A AGQG

xI O A UT O OAU Ui 00 EAAI &ircluded)exdelledtEidry AET E A

good, good, dir and poor.

4.10.3 Peer Group for Comparison
The young people were asked to ask a friend of approximately tleame age to
complete a generic questionnaire. This was to be used for comparative

purposes. The youg people found this part very interesting and were full of
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guestions as to whom they could askto complete the questionnaire. Parental

consent and assent from this group of young people were also gained.

The European Group DISABKIDS instrument sedfsesment questionnaire was
the tool that was utilized. This is a healtlrelated condition-specific
questionnaire. It included health service questions generated from the
interviews with young people who have arthritis, and also a generic quality of
life questionnaire to a peer group without arthritis. The generic questions were
embedded in the diseasespecific arthritis questionnaire. The same questions
were answered by their peers. The rationale for this comparison was to
examine if there were significan differences between the perceived quality of
life of young people with arthritis and the peer group without arthritis. This
tool was chosen for a number of reasons, including, its uséiendly ease of
completion. The designers of the instrument in Gemany and Scotland were
very accessible for discussion relating to the questionnaire and provided helpful
assistance with suggestions for its distribution. The health service section of the
qguestionnaire was particular to the health services in Ireland. Rese were
additional questions on the questionnaire. This section was discussed with the
designers of the questionnaire in Germany and this was assistive in providng

external validity.

The three domains of the DISABKIDS health related quality of life ggteonnaire
administered to the young people were mental, social and physical. Each
domain had two dimensions: mental was associated with independence and
emotion, the social domain had the two dimensions of inclusion and exclusion,
the physical domain hadthe two dimensions of limitation and medication.
These domains, dimensions and related subject areas served as the basis of the

interviews with parents and clinicians of theyoung people.
4.10.4 DISABKIDSCondition Specific Module

The questionnaire prokes areas relating to the impact of the disease and the

understanding and appreciation that parents, friends and teachers have of the
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symptoms of the disease.The diagrams below illustrate the domains and facets

of the DISABKIDs healtirelated quality of life questionnaire that was used.
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Domain Facet Concept/Content
Mental Independence  Confidence about future, living without
impairments caused by condition
Emotion Emotional worries, concerns, anger, mblems
because of the condition
Social Social inclusion  Understanding of others, positive social
relationships
Social exclusion Stigma, feeling left out
Physical  Limitation Functional limitations, perceived health status,
difficulties with sleeping
Treatment Perceived impact of taking mdication,
(_)I receiving injections, taking insulin, applying
g cortisone, etc.
T

Figure 4 .4: Adapted from the DISABKIDs Group (2001) 1
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Domains, facets and concepts/content of DISABKIDs questionnaire

INDEPENDENCE

MENTAL
v\ EMOTION
INCLUSION
HRQOL T ‘
soclAL
VN EXCLUSION ‘
LIMITATION H

MEDICATION

Figure 4.5: Adapted from the DISABKIDs Group (2001) 2

4.10.5 Descriptive Satistical Tests

Descriptive statistical tests were to be carried out to explore relationships

among variables. Chsquare tests were carried out however the sample
numbers were too small to provide statistically significant information. The

data were condensed to provide dichotomous data. This enabled the
contrasting of the two groups of young people, the first group with arthritis (the

cases) is contrasted againghe peergroup without arthritis (the control group).

An odds rdio test was done. The terms odds and odds ratio are explained.

" OEI A0 AT A 3AEOI U je¢nnmydgrtgoq OOAOA OEAO
occurring divided by the probability of the event not occurring. An odds ratio is

the odds of the event in onegroup for example those with arthritis (cases)

divided by the odds in another group without arthritis (the controls) (Higgins &

Green 2011). Odds ratio values range from zero to infinity (Grimes & Schulz

2008). Tabachnick and Fidell (2007:46) state thatthe odds ratio isOOEA AEAT CA
in odds of being in one of the categories of outcome when the value of a
DOAAEAOT O ET AOAThG Aatyé of Adibesipiovides A19% g8 cent
confidence level of the true value of the odds ratio. Confidence intergabre

affected by the size of the sample with small samples having wide confidence
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intervals and smaller confidence intervals with large samples. Greater
confidence in the accuracy of the value is attributed to smaller confidence
intervals (Pallant 2007).

4.11 PHASE 4 Methods for Interviews with Parents  of Young People

with JIA
Aim
To explore the
quality of life of
young people with
JIA
Phase One Phase Two Phase Three Phase Four Phase Five
Survey of Interviews with Administratio n of Interviews with Interviews with
Consultants young people questionnaire parents clinicians

Figure 4.6: Phase Four

Phase 4 Introduction

A subOAO T &£ Ui di ¢ PAITPIA xEOE Oi 1l AAOAOGAS
consultant rheumatologist. Irdepth interviews with fourteen parents of this

sub-set were conducted to ascertain the impact of the condition on the quality

of life of the young people from a parental perspective.

The aim of these interviews was to learn more abduhe quality of life of young

PAT PI A xEOE *)! &£Oii OEAEO DPAOAT 608 DPAOO

endeavouring to gain information relating to the impact of JIA and also living

with a family member with JIA, in particular an adolescent with the disease.

Areas of intrest included the physical and psychaocial wellbeing of the

young person, school, and the impact of medication and treatment that the

young person was receiving. Other areas of interest included the impact of the

Uil 61 ¢ PAOOI T80 EIty of Af® Owhdt was AslpiulEtd EmiN OAT E
quality of life and what was considered an adverse stressor on their family

quality of life? Again, purposeful sampling was used with this group of key
informants. 3EAOI A j ¢cmntqdqoopq AAOA (pErdoAihoid EAU

well versed with the issue being examined and who is willing to share his or her
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insight and information with the evaluator. Patton @002 :230) elaborates on

the rationale for purposeful sampling. O4 EA 11T CEA AT A DI xAO
samplinglies in selecting informationrich cases for study indepth. Information

rich cases are those from which one can learn a great deal about issues of

AAT OOAI EIi bT OOAT AA O OEA DPOODBI OA T £ OEA

4.11.1 Interview with Parents
Access to this group oparents was gained through a Consultant Rheumatologist

on the western seaboard of Ireland

A letter of invitation was sent out tothis group of parents by the Consultant
asking them if they would be willing to participate in the research. The letter
provided the contact details of the researcher. Many of the parents contacted
i A AEOAAOI U TO Ai1 OAAOCGAA OEA OPAAEAIEO
Arrangements were made to interview at a time and place that suited them. The
interview schedule was stuctured to ensure that the dimensions domains,
facets and concepts used in the questionnaire to the young people were
incorporated into the interviews with parents to address quality of life issues
(please see Appendix9). Establishing rapport and trust were particularly
important in these circumstances as these parents were caring for an ill child
another factor was they had not been interviewed beforeFourteen parents
were interviewed individually, either face to face or by phone. The length of

interviews was on average 3810 minutes.

The importance of reflection in this evolving process is integral to the study,
OAZlI AAOGET ¢ OET AAOQEI 186 AT A OAm AAGEI ¢ O
dynamics of the interview, the verbal and norverbal cues, the need to probe or
explore in greater depth and note the emergence of new themes or the

repetition of emergent themes (Schon, 1983).

After each interview, review time was included as part of the process to

consider the interview in a global sensepew themes, concepts, the impact of the

109



Chapter 4: Design Approaches Methodology

interview on the person being interviewed, researcher technique and affect

were also considered (Dearnley, 2005).

Researcher sensitivity needs to be considered throughout the project and on
multiple levels (Etherington, 2004). This is assisted by integrating an open and
collaborative approach to the study and by ongoing review of methodological
decisions and their consequences (Allen, 2004 In this study ongoing
discussions with my supervisor provided opportunities to discuss analyze and

clarify issues.

4.11.2 Telephone Interviews Versus Face -to-Face Interviews

Faceto-face interviews have many advantages over telephone interviews.
Telephone interviews, however, may be cheaper, more conveniemind less
threatening to an interviewee. Potential participants may find it easier to refuse
to participate in the research. Telephone interviews can assist in reaching
participants who are geographically scattered and are possibly inadequately
represented (Silverman 2010). Some writers suggest that eliminating visual
contact and increasing anonymity can be very helpful in accessimpgrticipants
for research project work (Cooper, Jorgensen and Merritt, 2003)it can provide
ease of access and may perhaps suit the partieipt better. In this study

interviewee preference was prioritized.

A decision was made to do as many fade-face interviews as possible.

However, interviewee preferences and pragmatism were considerations also.

The feminist literature has a strong hisory of discussing the importance of
building rapport with interview participants (Oakley, 1981; Finch, 1984,
Reinharz, 1992; Baylis et al., 1998). Newverbal cues such as smiling and
nodding as appropriate, actively listening, and managing the environmerdre
DAOO T £ OEA ET OAOOEAXxAOS8O OAI EOS
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Patton (2002) provides information relating to the types of questions that are

useful for interviewing to optimize the amount and quality of information to be

gained. Different questioning perspectives can also elitiricher information.

Using these different perspectives, as interpreted by the researcher, some
examples are given below of questions used during the interviews with parents

#AT UT O OAITT 1T A AAT QdowletigdquesBoB)El A O AOOEO

In the light of your experience, can you tell me more about the impact of juvenile
arthritis on your child ? z

(Question related to experience and behaviour).

How do you feel about that?Z

(Feeling question)

7EAO Ai Ui O OEETE AAI 0D Ui O AEEI AGO NOA

(Opinion and value question).

7EAT U1 60 AEEI A EO EAOET ¢ A OCiTA AAUS

(Sensory question).

Background and demographic questions.

4.11.3 The Interviewing Process

Without exception, all of the men who agreed to be interviewed advised mbat

they were not sure that they could be of assistance. However, having been
reassured that the male perspective was very important to the project, and

when they realized that they could set the date and time of the interview, they

could not have been mece helpful and indeed they did bring a different
DPAOOPAAOEOA O OEAEO EZAIEI U8O OEOOAOQEIT 8
Many writers discuss various approaches to interviewing men. While it is

important not to make unsubstantiated generalizations, the literature suggests
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that there are many approaches and techniques that are preferable to men

rather than women. Relinquishing control of situations, for example being the
interviewee instead of the interviewer, can be perceived by some men as placing

oneself in a vulnerable and potentifly threatening situation. Holstein and

Gubrium (2003) discuss the importance of allowing symbolic expressions of

control, for example allowing the interviewee the opportunity of choosing the

AAOA AT A OEI A T &£ OEA EIT OAOOE&x8 £ AKEDC
interrupted if the interviewee wants to be interrupted. All of the men in the

preliminary preamble, prior to turning on the recording machinery, asked me

about my interest in the research.

Probing questions and recognizing their expertise inHis situation is advocated

Au T ATU AiTii1 AT OAOTI 06h &1 O AgAi I A NOAOGO
Ol AROOOAT Aed 10 O)1T OEA TECEO 1T & Ul 00 Ag
(Holstein & Gubrium 2003:60). These questions were very helpful and seemed

to put the interviewees at ease; once they started talking they gained more
confidence and were eager to talk about the subject. It was recognised that
sensitivity was required to reduce the potential of triggering emotional trauma

by discussing theirchildd O ET 11T A0OO AT A EOO Ei PAAO 11 ¢
and awareness to the interviewee and the topic and being able to respond
appropriately were important to enable the interview to be a success and not
AAOOA OEAOI &8 OiF OEA ET OAOOEAxAA ' 1 OAAT

Interviews were tape recorded and transcribed verbatim. Data were analyzed

on an ongoing basis using thematic content analysis.

Thematic analysis, also called qualitative thematic analysis was the approach

used to analyze the data as it provided a ugd and flexible tool for analyzing
Aobl 1 OAOT OU AAOA j3AExAT AOh ¢nnxQds "
demonstrating a step by step six phase process of thematic analysis provided an
accessible and flexible guide to analysis of the data set. (please see émjix 10)

Phase one of the process emphasizes the importance of the researcher
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becoming familiar with the data through reading and rereading the data. Phase
two is the initial coding of data when many potential themes/patterns are
included. Some of thes themes/patterns may be refined further to become
main themesas the process continues others may be excluded. Phase three is
the collating of the coding into themes. During phase four the themes are
reviewed and checked for compatability with coded exacts. Phase five allows
for futher refining of themes. During this phase there is ongoing analysis
providing more specific detail and greater clarity of the themes. The phase

should culminate with the generation of names and definitions of each theme.
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4.12 PHASES: Methods for Interviews with Clinicians of Young People
with JIA

Aim
To explore the quality
of life of young people
with JIA

_

I 1 1 1
Phase One Phase Two Phase Three ) Phase Four Phase Five
Survey of Consultants Interviews with Administration of Interviews with Interviews with
young people questionnaire parents clinicians

J

Figure 4.7: Phase Five

Phase 5 Introduction

In-depth interviews with Consultant Rheumatologists and Rheumatology
Specialist Nurses were carried ou The aim of the interviews with clinicians
was to collect data on the quality of life of the young people and address issues
including the impact of the disease, its treatment and the provision of care for

the young people.

4.12.1 Methods for Interview s with Clinicians

The aim of this section is to discuss the methods required to interview experts
on their area of expertise. The main areas of interest to be explored during the
interviews included the impact of the disease on the physical and psycholagi
well-being of the young people with arthritis. Other areas included medication
and treatment, and the social impact of the disease on the young people and
their families. The provision of health care was also a major issue to be

discussed.

Many of the issuesrelating to interviewing young people with JIA and their
parents discussed in earlier sections are relevant also to this group of people,
for example issues relating to semstructured interviews, the need for
preparation of the interview scheduk, active listening by the interviewer and
the use of probe questions. Purposeful sampling was used. The group of

experts interviewed were known to be informationrich on technical and

114



Chapter 4: Design Approaches Methodology

contextual knowledge of the area being explored. Bogner and Menz (Z46)

OOAOA OAT A@GPAOO EAO OAAET EAAI ETIT xI AACA
that is linked to his/her professional or job-OAT AOAA Thé techAia@lo s 8
knowledge of the experts is very specific to their area of interest. They have

process knavledge relating to routines and processes in which they are directly

involved. The interpretation knowledge of the experts relates to the
dissemination of specialized information, and being ableto explain and

interpret specialized information.

The rationale for interviewing the clinicians was to gain information from their
knowledge-rich perspective. In this situation, prior to the interview the
clinicians requested the interview schedule to be forwarded to them. Prior to
commencing all of the interviavs the aim of the research was discussed. The
scope of the interview was explained, as was the processing of the information,
for example that citations would be anonymised. The experts had exclusive
knowledge and it was important toallow them to answer extensively. There
was a need for the interviewer to be well prepared with a basic open interview
guide related to topics but also with interjecting questions preparedlease see
Appendix 10). The explorative expert interviews allowed discussion of motes
and beliefs and enabled interaction during the interviews between the

interviewee and the interviewer.

All of the interviews took place within the clinical setting in an available patient
examination room. This provided a neutral environment for allparties. The
interviews were held before or after an outpatient clinic. The duration of the
interviews was approximately 45 minutes. All of the clinicians were advised of
the duration time prior to commencement of their interview. The length of the
interviews was adhered to as agreed. The interviews were recorded and
transcribed verbatim. Content analysis was used to analyze the data from all of
the interviews. This type of inductive interpretative analysis allows patterns or
themes from the data 0 be recognised and to emerge from the data (Patton

2002). Key words and themes that emerged from the data were used to
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compare for congruence with data collected from the young people with

arthritis and their parents.

Phase Description of the process

1. Familiarizing yourself with your datg Transcribing data (if necessary), readir
and rereading the data, noting down
initial ideas.

2. Generating initial codes: Coding interesting features of the data
a systematic fashion across the entire
dataset, collating data relevant to each
code.

3. Searching for themes: Collating codes into potential themes,
gathering all data relevant to each
potential theme.

4. Reviewing themes: Checking if the themes work in relation
to the coded extracts (Level 4)d the

entire data set (Level 2), generating a
thematic Odmapd of

5. Defining and naming themes: Ongoing analysis to refine the specifics
of each theme, and the overall story th
analysis tells, generating clear definitio
and names for eadheme.

6. Producing the report: The final opportunity for analysis.
Selection of vivid, compelling extract
examples, final analysis of selected
extracts, relating back of the analysis t
the research question and literature,
producing a report of thenalysis.

Table 4.1: Phases of Thematic Analysis
(adapted from Braun & Clarke 2006)
Qualitative Research in Psychology, 3:2, 7101
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5. RESULTS

5.1 Results: Postal survey of Consultant Paediatricians and
Consultant Rheumatologists
The aim of this survey wado gain an estimate of the number of young people
with juvenile idiopathic arthritis the consultants had listed as patients. A postal
survey of 145 consultant paediatricians and consultant rheumatologists, and
one consultant paediatric rheumatologist reslted in a response from 112
consultants (Response rate: 77%). The only paediatric rheumatologist in
Ireland was based in Belfast, Northern Ireland. This consultant was surveyed to
ascertain how many patients she had with juvenile idiopathic arthritis reident
in the Republic of Ireland. Letters were sent to 113 paediatricians; 82
paediatricians responded 31 did not respond.Thirty -two rheumatologists were
surveyed; 29 responded, 3 did not respond. One consultant paediatric

rheumatologist was surveyedand responded.

511 Numbers of Patients with Juvenile Idiopathic Arthritis?

Two paediatricians and three rheumatologists indicated that they had more
than 20 patients with JIA. Two paediatricians, three rheumatologists and one
paediatric rheumatologist responded that they had 1120 patients with JIA.

Twenty-four paediatricians and 13 rheumatologists indicated that they had -1

10 patients with JIA.  Fiftyfour paediatricians and 10 rheumatologists

responded that they did not have any patients with juvene idiopathic arthritis.

5.1.2 Ages of Patients with Juvenile Idiopathic Arthritis

Two paediatricians and one rheumatologist responded that they had more than
20 patients aged 1218 years with JIA. One paediatrician and three
rheumatologists indicated that they had 1320 patients aged 1218 years with
JIA.  Thirteen paediatricians, 12 rheumatologists and one paediatric
rheumatologist responded that they had 110 patients aged 1218 years with
JIA. Sixty six paediatricians and 13 rheumatologists indicatedhat they did not

have any patients aged 128 years with juvenile idiopathic arthritis.

117



Chapter 5Results

Of the 112 consultants who responded, 79 (70%) had no 1P8-year-old
patients with JIA: 66 (80%) paediatricians and 13 (45%) rheumatologists.
Within the remaining 33 consultants, 26 (23%) had between one and ten
patients: 13 (16%) paediatricians, 12 (41%) rheumatologists and one paediatric
rheumatologist. Only four consultants had between 11 and 20 patients, three of
whom were rheumatologists, and only three had morghan 20, two of whom
were paediatricians. A detailed breakdown of results can be seen Appendix
11.

The incidence of the disease of juvenile idiopathic arthritis is approximately 1 in
10,000, prevalence 1 in 1000 (Friswell 2004; Ravelli & Martini 200;7Beresford
2011). In Ireland in 2006 there were 280,080 young people aged 18 years
(CSO 2006). The expected number of young people with JIA aged -IIB was
280 approximately.

Interpreting the results of the survey a projected estimate of the minimum,
maximum and mean number of young people with JIA was don&aking the
minimum numbers only, twenty-six physicians had one patient only, four
physicians had 11 patients, three physicians had 20 patients with JIA aged-12
18 years. The minimum estimated nurber of patients with JIA aged 128
years was 130. The maximum estimated number was 415 patients with a mean

estimated number of 273 patients with JIA aged 128 years.
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5.2 Results of Interviews with Young People

The aim of the interviews was to generatéghemes to form the basis of a health
services questionnaire. Three key themes emerged from the interviews:
communication and information, organization and quality of service, and the

treatment regimen.

Theme 1. Communication and Information Key issues
e Friendliness of staff
e The importance of understandable explanations
e Rapid access to professionals, for example if a flavg occurred
e Healthcare professionals to create more public awareness about juvenile

arthritis

The young people were of the view thathey liked the healthcare staff to be
friendly and provide them with understandable explanations, for example
relating to procedures and their condition. They were also aware that if they
got a flareup or if they wanted to ask a question about somethinghat it was
important to get access to the clinicians as early as possibl@he young people
commented on the significance of respect, the importance of a genuine sense of
care from professionals and the implications of their concerns being listened to
attentively. They spoke of the fact that before they got arthritis that they did not
realise that young people could get the disease. They spoke too of the
invisibility and the unpredictability of the disease and the difficulties of
disclosing to their friends about their condition. They were of the view that life
could be easier for them at school, for example, if their teachers were more
aware of the disease and its implications in a school setting. The young people
felt that there was a need for healthare professionals to create more awareness

amongst the general public about juvenile arthritis.
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Theme 2: Organization and Quality of Service

Key Issues
e Waiting times at clinics
e Travel times to clinics
e Coordinated services
¢ Knowledge of medical history

e Time available for consultation

The young people referred to the waiting time and crowding at clinicsThe fact
that they were out of school was acknowledged but school work would have to
be caught up with if classes were missed, and often this would occduring
their own leisure time. The young people spoke of the importance of relating to
people at the clinic who knew them, and knew and understood their medical
history and their particular circumstances. Another related point to being
known by the staff was it avoided the need to repeat their medical history.
However, after waiting for a long period sometimes consultation times were

perceived as very short.

The travel time to the clinic for some of the young people was more than one
hour, particularly if travelling by public transport. Travelling to clinics was also
associated with fatigue and other physical difficulties. One young person aged
16 who had travelled alone on public transport to attend the clinic suggested
that co-ordination of appointments would be very helpful, particularly as the
walk to and from the bus stop and the outpatient buildings could be problematic
when coping with a flareup. The young people were of the view that there was
a need for integrated and ceordinated services. One example given indicated
that it was not unusual that one week they would see the doctor and they would
have to come back the following week to attend a physiotherapy appointment.
Only expert phlebotomists should take blood from them was the predomindn
view. Blood samples were taken from them at the hospital outpatient clinic and

it would have been useful to have had it taken when they arrived at the hospital
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clinic and as they were normally waiting a long timelt would have been helpful
to have reeived the results prior to going home so that the doctor could amend
their treatment regimen prior to leaving the hospital clinic. Lack of facilities for

young people at the outpatient buildings was noted by the young people.

Theme 3: Treatment Regimen

Key Issues
e Selfinjecting/intravenous therapy
e Side effects of medication

e Managing the condition.

The young people spoke of their condition and their treatment regimen. Some
of them were selfinjecting their medications and discussed the challenges of
managing their condition, for example the stiffness, gelling, pain and gastric
upset due to some medications. Others were travelling to hospital outpatient
clinics for intravenous medication. They indicated that they may not feel well
before or after the medcation being given. The specialist nurses were very
helpful in providing them with techniques to ameliorate the side effects of
medications and procedures. Response time and ease of access to specialist

knowledge was considered extremely important to tle young people.
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5.3 Results of the Questionnaire to the Young People (DISABKIDS
Questionnaire)

The aim of this sectim is to present the results ofthe quality of life

NOAOGOEI 11T AEOA AT OxAOAA AU Ui 01T ¢ DPAIT PI A

them with the responses of their peerswithout arthritis j OAT T OI®this 08 Q8

section only, the data have been condensed to binary data, providing one

categorical response from the group with arthritis (cases) and one categorical

response from the peer group withaut arthritis (the control group).

Population/ Participants

Twenty-nine young people, male and female, aged IB years with juvenile
idiopathic arthritis (JIA) returned the disease specific questionnaire. Twenty
three young people without arthritis who were the peer comparator group

returned the generic questionnaire.

Basic Descriptive Data are Presented
All data results are rounded to the nearest percentage. The valid percentage

response for each question has been used.

531 Physical Well -being and Health

The questions relating to this dimension are centred on health and physical
well-being, level of fitness and energy. The dimension explores the capacities of
the respondents, the perceived extent of energy and fitness or the extent of the

respondentsfeeling unwell.

Health Status *Cases Controls

Respondents were asked five questions relating to their health and physical
well-being during the past four weeks.The majority of young people indicated
that their health was excellent, very good or good &ses: n=26 (90%); controls:
n=21(95%)). Four of the respondents indicated that their health was fair or
poor (cases: n=3 (10%); controls: n=1 (4%)).The Odds Ratio (OR) is explained

in this situation as the probability of an event occurring in the groupwith
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arthritis (cases) divided by the probability of the event not occurring in the
group without arthritis (control group) (Grimes and Schulz 2008). A 95%
Confidence Interval (Cl), values ranged from 0.25 to 27.11. The Odds Ratio of
2.61 was within the range of the CI consequently the findings were not

statistically significant.

Fit and Well *Cases Controls

Twenty-seven (93%) young people with arthritis indicated that they felt
moderately/very/extremely well. There were two cases (7%) of young people
indicating that they felt only slightly or not at all fit and well. Twenty-three
(100%) of the peer group felt fit and well. The odds ratio was 4.61. A 95% ClI,
values at the lower end ranged from 0.21 to 101.03 at the upper end. The CI of
the Odds Ratb (OR) spans across the null value (1.0 in this case) the respective

OR is not statistically significant. The findings were not statistically significant.

Physically Active *Cases Controls

The majority of both cases and controls indicated that they had een

Oi T AAROAOGAT UTOAOQUTA@OOAI A1 U8 BDEUOGEAAITT U A
n=22, 79%; controls: n=22, 96%).0ne missing case for this question was noted.

The OR was 0.167 using a 95% CI the values ranged from 0.019 to 1.501. The CI

spans across thenull value (of 1.0 in this case), the OR is not statistically

significant.

Run Well * Cases Controls

3A0AT Ui Odi¢c PATPIA xEOE AOOEOEOEO jc¢tbQ
Al 1 7¥TOl ECEOI UGRh AT T BPAOAA O1T T1T1U I1,thd PAOO
majority of both the young people with arthritis and their peer group without
AOOEOEOEO EIT AEAAOAA OEAO OEAU Al OGheA 0OI1
OR was 0.143. The 95% CI ranged from 0.016, to 1.260. The findings were not

statistically significant.
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Full of Energy * Cases_Controls
The majority of young people with arthritis and their comparator group

o~ oA

n=24, 83%; controls: n=22, 96%) with five people with jwenile idiopathic
AOOEOEOEO ETAEAAOQOEI C jpxbq OEAO OEAU EA:/
previous four weeks. The OR was 0.218 which was within the 95% CI which

ranged from 0.024, to 2.016, consequently indicating that the findings were not

statistically significant.

Question Answer Cases Controls Total QOdds 95%ClI
n= (%) n= (%) Ratio

Very good 26 (90% 21 (95%)* 47 (92%
I Yoy o0d | Z0800) | 21O TN [0 026,270

Poor 3 (10%) 1 (4%) 4 (8%)
Have you felt fit and| Very 27 (93%) | 23 (100%) 50 (96%) -
well? Not at all 2 (7%) 0 2 (4%) ' 0.21, 101.03
Have  you  been| Very 22 (79%)* | 22 (96%) 44 (86%) 0.167 0.019, 1.501
physically active? ’

Not at all 6 (21%) 1 (4%) 7 (14%)
Have you been able to Very 22 (76%) 22 (96%) 44 (85%) 0.143 0.016, 1.260
run well? Not at all 7(24%) | 1 (4%) 8 (15%) '
Have you felt full of | Very often 24 (83%) 22 (96%) 46 (88%) 0218 0.024, 2.016
energy? Never 5 (17%) 1 (4%) 6 (11%) '

* = 1 missing case
ClI = confidence interval
Table 5.1: Health and Activity

Psychological Well-being
The two questions asked reflect the positive views of the respondents in
relation to their lives and explores the psychological welbeing of the young

person.
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Life Enjoyable *Cases_Controls and Fun Cses_Controls

All of the respondents in the cases group and the controls group except one

person in each group responded that their life had been

Oi T AAOAOGAT UTOAOUTAQGOOAI AT USs AT ET UAAT A Al
n=22, 96%). One person fromeachgrd OAODBI T AAA O1T 1T O AO Al
3%; controls: 4%). The OR was 1.273. The 95% CI ranged from 0.075, to

21.513. The OR fell within the OR span accordingly the findings were

statistically insignificant.

Moods and Emotions

These questions examinethe moods and emotions of the young people,

revealing emotions such as loneliness and sadnessThe majority of young

DAl P1I A ET AT OE COi OPO ET AEAAOAA OEAO OEA

in a good mood and seldom felt sad, bad or lonely.

GoodMood * Cases_Controls

Twenty-seven young people with arthritis (93%) indicated that they were

OAl xAUOB8h OOAOU 1T £Z0AT 8 10 ONOEOA 1 £OAT
people without arthritis (100%). Two of the respondents indicated that they

x AOAAIDIOAT AGAOS ET A CiTA TTTA jx®g AOOE!
Odds Ratio was 4.61 The 95% Confidence Interval ranged from 0.21, to 101.03.

Qu

The findings were not statistically significant.

Question Answer Cases Controls Total Odds 95% ClI
n= (%) |n= (%) Ratio
Has your life been| Very 28 (97%) | 22 (96%) 50 (96%) 1273 0.075, 21.51
enjoyable? Not at all 1 (3%) 1 (4%) 2 (4%) '
Have you been in a| Very often | 27 (93%) | 23 (100%) 50 (96%)
good mood? Never 2 (7%) 0 2 (4%) 4.61 0.21,101.03

Cl = confidence interval

Table 5.2: Psychological Well -being
Fun

The young people were sked if they had had fun, 28young people with
arthritis (96.6b @ AT Ox AOAA GNOEIOAOATAANT<TAOROE h AT i
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(95.7%) in the control group. The OR was 1.273The 95% CI range was 0.075,
to 21.513. As the OR fell within the CI span the findings were not statistically

significant.

Sad * Cases_Controls

Twenty-one young people with arthritis (72%) responded that they

O1 AGAOT OAT AT 1 68 AEA1 O @t Ardhritis intliEafed thah .00 C OT O
(86%) never/seldom felt sad. The OR was 2.413. The 95% CI was 0.558 to
10.439. 0 OOOOET ¢ OEA OEAI A T £ OAAT AOGO xEOE O
OEAO UIT O AEAT 60 xAT O O1 Al AT UOEEahdCed h ¢
¢c¢ jwebq UT O ¢ PAIPIA xEOETI 6O AOOEOEOEO
guestion posed. The OR was 4.583. The 95% CI at the lower end was 0.496 to

42.353 at the upper end. consequently was not statistically significant.

Happy the Way You Are * Cases_Controls

Asked if they were happy the way they were, 23 young people with arthritis
jwebpq AT OxAOAA ONOEOA 1T EOAT TOAOU 1T £ZOAT TA
control group. The OR was 0.438. The 95% CI range was 0.077, to 2.504. As the

OR fell wthin the CI span the findings were not statistically significant.
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Question Answer Cases Controls Total Odds 95% CI
n= (%) n= (%) Ratio
Very often 28 (97%) | 22 (96%) | 50 (96%)
Have you had fun?
Never 1 (3%) 1 (4%) 2 (4%) 1.273 | 0.075,21.51
Very often 8 (28%) 3 (14%)* | 11 (22%)
Have you felt sad?
Never 21 (72%) | 19 (86%) | 40 (78%) | 2.413 | 0.558, 10.43

Very often 5 (17%) 1 (4%) 6 (11%)

Have you felt so bad
OEAO UT O AE 0 0 0 0.496,
do anything? Never 24 (83%) | 22 (96%) | 46 (88%) | 4.583 42 353

Very often 5 (17%) 1 (4%) 6 (11%)

Have you felt lonely? 0.496,
Never 24 (83%) | 22 (96%) | 46 (88%) | 4.583 42353

Have you been happy| Very often 23 (82%)* | 21 (91%) | 44 (86%)
with the way you are?

9 9 9
Never 5(18%) |2(9%) | 7(14%) | 0438 | o0,

* =1 missing case
Cl = confidence interval
Table 5.3: Moods and Emotions

Had Enough Time for Yourself and Able to Do the Things You Want to Do in

Your Free Time *CasesControls

The majority of young people with arthritis (n=27, 93%) and withaut (n=22,

96%) indicated that they had enough time for themselves and most had been

AAT A OF AT OEA OEET CO OEAU xAT OAA O1 Al
I FOAT TAl xAUOG6 j AAOAOYd T EJleliOR was B.6JL4. AThel OOT 1
Confidence Inteval range was 0.052 to 7.223. The OR was within the CI range,

accordingly the findings were not statistically significant.
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. Cases Controls Odds
Question Answer n= %) |n= (%) Total Ratio 95% CI
Have you had 0 0 0
enough time for Very often | 27 (93%) | 22 (96%) 49 (94%) 0.614 | 0-052,
12 7.223
Yourse Never 2 (7%) 1 (4%) 3 (6%)
Have you been able o\ 0 0
o do the things | YerY often | 23 (82%)* | 20 (87%) 43 (84%)
you want -to do in 0.690 0.146,
your free time? Never 5 (18%) 3 (13%) 8 (16%) 3.257

* =1 missing case
Cl = confidence interval
Table 5.4: Leisure Time

Family and Home Life

Parents have Enough Time for You, Treated You Fairly and You Were Able to

Talk to Your Parents * Cases_Controls

The majority of young people with and without arthritis consideed that their

parents had enough time for them, they were able to talk to their parents and

they were treated fairly by their parents.

Twenty-l ET A Ul 01 ¢ PAT PI A xEOE AOOEOEOEO EITA
I £FOAT 7T OAOU 1T £OAT T Alnx(A00%) Swhile A2\of GhE toAtrolEl O OF
COi 6b ET AEAAOAA OEAO OEAEO DPAOAT O6j 6 ONOI
them (96%). OR was 0.24 within the 95%CI range 0.01, to 6.26, thus not
statistically significant. The majority of both groups (cases: n=28 97%;

AT 1001T10d TEgch webpq ET AEAAOAA OEAO OEA
I £OAT TOAOU 1 16 AR Was A27% Ahe®6% Cl interval was 0 .075,

to 21.513. The OR was within the CI range consequently was statistically
insignificant. The young people stated that they were able to talk to their

DAOAT 00 xEAT OEAU xAl1 OAA O1 ONOEOA 1 EOR
93%; controls: n=22, 96%).The OR was 0.614. The 95% CI range was 0.052, to

7.223. The OR was within the CI range and rmgequently was statistically

insignificant.
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Question Answer Cases Controls Total Odds ol
n= (%) n= (%) Ratio
Have your parents| Very often | 29 (100%) | 22 (96%) 51 (98%)
had enough time
for you? 024 |0.01,2151
Never 0 1 (4%) 1 (2%)
Have your parents Very often 28 (97%) 22 (96%) 50 (96%) 0.075. 21.51
. 1.273 '
treated you fairly?
Never 1 (3%) 1 (4%) 2 (4%)
Have you been able
to tak to your | Very often |27 (93%) | 22 (96%) 49 (94%) _
parent(s) when GG 0.052, 7.223
you wanted to? Never 2 (7%) 1 (4%) 3 (6%) '

Cl = confidence interval

Table 5.5: Time with Parents

Money and Expenses * Cases_Controls

The majority of young people with and without arthritis indicated that they had

enough money to do the same things as their friends (cas. n=28, 97%;
controls: n=22, 96%) The OR was 1.273. The 95% CI range was 0.075, to

21.513. The OR value fell within the CI span and was consequently statistically

insignificant. The young people indicated that theyrad enough money for their

expenses(cases: n=25, 86%; controls: n=21, 91%).The OR value was 0.595.

This value fell within the 95% CI range of 0.099 to 3.579, consequently the

findings were statistically insignificant.

. Cases Controls Odds

Question Answer n= (%) |n= (%) Total Ratio 95% ClI
Have you had enough 0 0 0
money to do the same Very often | 28 (97%) 22 (96%) | 50 (96%) 1973 0.075, 21.51
things as your friends?

119s a8 Your Never 13%) | 1(@%) |2 @%)
Have you had enough 0 0 0
money  for  your Very often | 25 (86%) | 21 (91%) | 46 (88%) 0.595 0.099, 3.579
expenses?

P Never 4(14%) |20%) |6 (11%)

CIl = confidence interval

Table 5.6: Finance
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Friends: Spent Time with Friends, Fun with Friends * Cases_Controls

Twenty-six young people with arthritis (90%) and 22 young people without

arthritis (96%) indicat AA OEAO OEAU EAA OPAT O OEI A xEC(
I £O0AT 7 AThe @ddsCRat® value was 0.394. The 95% Confidence Interval

range was 0.038, to 4.062. The OR value fell within the Cl range consequently

the findings were statistically insignificant.

Twenty-eight young people with arthritis (97%) and 22 (96%) of the control
COi 6b OAOPI 1T AAA OEAO OEAU ONOEOA 1 EOAT x(¢
friends. The OR value was 1.273. The 95% CI range was 0.075 to 21.513. The

findings were statistically insignificant.

Friends Helping Each Other and Relying on Each Other * Cases_Controls

Most respondents (cases: n=26, 93%; controls: n=23, 10Q%R was 4.80. The

Cl range 0.22 to 105.26. The result was statistically insignificant. The results

indicated that they had helped their friends and had been helped by their

AOEAT AO ONOEOA 1 EOAT TOAOU 1 EOAT TAI xAUOS
OEAEO AZAZOEAT AO ONOEOA 1 £ZOAT 71 O6AOU 1 EOAT TAI
96%. The OR value was 284. The 95% CI range was 0.029, to 2.736. The

result was statistically insignificant Interestingly, four young people with
AOOEOEOEO AT A T1TA DPAOOIT xEOEI OO AOOEOE(
had been able to rely on their friends (cases: 14%controls: 4%). One missing

case to this questionwvas noted.
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Question Answer Cases Controls Total Cdds 0
n= (%) |[n= (%) Ratio | 927 Cl
Have you spent time| Very often 26 (90%) 22 (96%) 48 (92%) 0.394 0.038, 4.062
with your friends? ’
Never 3 (10%) 1 (4%) 4 (8%)
Have you had fun with| Very often 28 (97%) | 22 (96%) | 50 (96%) 1273 | 0.075,
your friends? ’ 21.513
Never 1 (3%) 1 (4%) 2 (4%)
Have you and your AT 23 0
friends helped each Very often | 26 (93%) (100%0) 49 (96%) 4.80 0.22,105.26
other?
Never 2 (7%) 0 2 (4%)
Have you been able to| Very often 25 (86%) 22 (96%) 47 (90%) 0.284 0.029, 2.736
rely on your friends? ’
Never 4 (14%) 1 (4%) 5 (10%)

* = 1 missing case

Cl = confidence interval

Table 5.7: Friends

School and Learning

Happy at School, Getting on Well, Able to Pay Attention

In general the young people had been happy at school and they perceived that

OEAU EAA ci O 11 xAll Oi1TAAOCAOGAT UTOAOQUTA®
n=23, 100%). The Odds Ratio was 0.531. The 95% Confidencedntal range

was 0.408, to 0.690.
consequently statistically insignificant. The majority of young people were able
O DAU AOOAT OEIT I I £O0AT T GAOU
n=23, 100%). TheOdds Ratio was 0.521. The 95% Confidence Interval was
0.397-0.683. The OR was within the CI range and was consequently statistically

The OR value was within the CI range and was

= o~ o~ oA

I £FOAI

insignificant. The young people indicated that theyot along well with their
OAAAEAOO ORNOGEOA | AOdkdsTaZ090%, cdrtofs] iE20] x AU O
87%). The Odds Ratio value was 1.300. The 95% Confidence Interval range

was 0.237, to 7.139. The OR value was within the 95% CI range and

consequently the findings were statistically insignificant.
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Question Answer Caes Controls Total Cdds
n= (%) n= (%) Ratio 95% ClI
05)* 0, 0

I;:I\)/sy aty;)éjhookl)’;aen Very 24 (86%)* | 23 (100%) | 47 (92%) 032 0.52. 203.36

Not at all 4 (14%) 0 4 (8%)
Have you got on Very 26 (93%)* 23 (100%) 49 (96%) 4.80
well at school? Not at all 2 (7%) 0 2 (4%) ' 0.22, 10526
Have you been able Very often 25 (86%) 23 (100%) 48 (92%) 984
to pay attention? | Never 4 (14%) 0 4 (8%) ' 0.50, 193.62
Have you got along| Very often 26 (90%) | 20 (87%) 46 (88%)
wel YU [ Never 3(10%) | 3(13%) | 6@1%) | o0 |0.237,7139

* = 1 missing case

Cl = confidence interval

Table 5.8: School
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Quiality of Life, the Impact of Arthritis

Never/Seldom Quite often Very often/Always
n= (%) n= (%) n= (%)
Are you confident about
6 (20.7%) 5 (17.2%) 18 (62.1%)
your future?
Do you enjoy your life? 1 (3.4%) 9 (31.0%) 19 (65.5%)
Do you feel tired because
N 14 (48.3%) 7 (24.1%) 8 (27.6%)
of your arthritis?
Is it difficult to sleep
N 28 (96.6%) 1 (3.4%) -
because of your arthritis?
Does your artiritis bother
17 (58.6%) 7 (24.1%) 5 (17.2%)
you when you play?
Do you worry about your
N 18 (62.1%) 6 (20.7%) 5 (17.2%)
arthritis?
Does your arthritis get
19 (65.5%) 5 (17.2%) 5 (17.2%)
you down?
Do your teachers behave
differently towards you 21 (75.0%)* 4 (14.3%) 3 (10.7%)

than towards others?

Do you think you can do
most things as well as

other children?

4 (14.3%)*

10 (35.7%)

14 (50.0%))

Do your friends enjoy

) ) 1 (3.7%)** 3 (11.1%) 23 (38.3%)
being with you?
Do you find it easy to talk
about arthritis to other 9 (32.1%) 9 (32.1%) 10 (35.7%)

people?

*=case missing

** = 2 cases missing
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Quality of Life: The Impact of Arthritis

Confident About the Future and Enjoying Life

The majority of young people indiated that they were confident about the
AOOOOA OOGAOU 1T AOAT YAl xAUOGS 1 Epyh o¢@¢8phbC
(n=19, 65.5%).

Physical Symptoms Related to Arthritis

Only one young person indicated that their sleep was affected by the disease
ONOGEBBAT & j c81PQ8 &EAOAAT Ul 61 ¢ PAT PI A |
I £FOAT 8 1T O OOAOU 1T AOAT TAI xAUOS jup8xbQq AI
OEAO OEAU O1 AGAOTOAI AT i 6 AoPpAOEAT AAA OEO.
young people (58.6%)were of the view that their arthritis did not bother them

when at play.

Psychological Concerns
. ET AOGAAT Uil 61 ¢ PATPIA jouvsubpq OOAOAA OE/
OEAI Al x1 I

arthritis. (T x AOAOh pp UI OT C PAIPIA jox8wbgq 00
OOAOU 1T EOAT TA1 xAUC

ATA py ETAEAAOAA OEAO OEAU Oc¢
o ..
6 xI OOEAA AAT 0O OEAEO .

Understanding by Others

Four questions relating to the understanding of the symptoms of the disease by
associated others provided inteesting views. Twentyone of twenty-eight
OAODPI 1T AAT OO ET AEAAOAA OEAO OEAEO OAAAEAC
towards them than others. Twenty&£l OO UT 01 ¢ DPAT B1I A OOCCA«
I £FOAT 6 T O OOAOU 1T A£OAT T Al x A Ua3btheOdBildiren. AT O1 A
Nineteen young people (67.8%) indicated that they found it easy to talk about

their arthritis to other people. Only one person was of the view that their
AOEAT AG O1 AGAOTOAI AT i 8 AT EITUAA AAET ¢ xEO
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Quiality of Life: Medical Treatment
Never/Seldom Quite often Very often/Always
n= (%) n= (%) n= (%)
Is it annoying for you to
have to remember your| 13 (48.1%)** 6 (22.2%) 8 (29.6%)
medication?
Are you worried about
o 16 (59.3%)** 6 (22.2%) 5 (18.5%)
your medication?
Does taking medication
14 (51.9%)** 6 (22.2%) 7 (25.9%)
bother you?
Does taking medication
_ _ 24 (88.9%)* 1 (3.7%) 2 (7.4%)
disrupt everyday life?

* = 1 missng case ** = 2 missing cases
Table 5.10: Quality of Life: Medical T reatment
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Medication

Fourteen young people indicated that remembering to take their medication

xAO ATTTUEIT C ONOEOA 1T £#O0AT6 j1E@h c¢cc¢8c¢cbh(
AEEOOAAT Uil 01T ¢c PAITPIA jtyspbq ET AEAAOAA
to remember to take their medication. Anxiety relating to the medication was a
significant issue. Taking the medication did not appear to bother the majority of

young people (n=14, 51.9%). However, thirteen young people (48.1%)

e Lo~ oA = o~ o~ oA

did the majority of young people (n=24, 88.9%) perceive that it disrupted their

everyday lives.

In the last year . . .

A few Every Every

Never| times month week Daily

n= (%) N= (®)| n= @) | n= (%) n= (%)
How often did you have 1 14 2 3 9
problems with your (3.4%) | (48.3%)| (6.9%) (10.3%) (31.0%)
arthritis?

Not at a A little | Moderatel Quite & Extremely
bit ly bit

How severe was your 4 9 5 5 6
arthritis during the last (13.8%)| (31.0%) | (17.2%) (17.2%) (20.7%)
year?

Never| Seldom| Quite Very Always

often often

How often did you have 1 12 7 3 6

(3.4%) | (41.4%) | (24.1%) (10.3%) (20.7%)

pain in your joints or

muscles?

Table 5.11: Questionnaire: Quality of Life (Part C) About Symptoms of the

Disease
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About Symptoms of the Disease

Twenty eight (96.6%) out of 29 young people indicated that they had arthritis

symptoms during the last year with 16 (55.1%) indicating that that the severity

I £ AOOEOEOGEO xAO Oi 1 AAOAOGAT U OAOAOATNOE
(55.1%) young people indicated that the frequency of pain in their joints or

i OOAT AOG xAO ORNOGEOA 1 EOAT rOAOU 1 £OAT TAI x
O1 AGAOTOAT AT i 68 10 OA EAx OEI AOG6 EAA PAEIT
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Excellent| Very good Good Fair Poa

n= (%) n= (%) n= (%) n= (%) n= (%)
In general, how would you say 7 11 10 0 1
your healthcare services are? (24.1%) (38.0%) (34.4%) (3.4%)

Never Seldom | Quite often| Very often Always
Does your outpatient clinic 0 1 3 5 20
doctor listen to your views? (3.4%) (10.3%) (17.2%) (69.0%)
Does your GP listen to your 2 1 3 3 18
views? (7.4%) (3.7%) (11.1%) (11.1%) (66.6%)
Do you have to wait more than 10 9 5 3 2
two hours at routine outpatient (34.4%) (31.0%) (17.2%) (10.3%) (6.8%)
clinics?

Not at all Slightly Moderately Very Extremely

Would more information about 2 7 7 8 5
your arthritis be helpful for you? (6.8%) (24.1%) (24.1%) (27.5%) (17.2%)
Would more information for your 4 5 4 6 10
teachers about juvenile arthritis | (13.7%) (17.2%) (13.7%) (20.6%) (34.4%)
be helpful?
Would it be helpful to meet other 1 7 4 7 9
young people with arthritis? (3.5%) (25.0%) (14.2%) (25.0%) (32.1%)
Would more information for your 7 3 6 9 4
friends about juvenile arthritis be | (24.1%) (10.3%) (20.6%) (31.0%) (13.7%)
helpful?
Would it be helpful if your 1** 1 0 10 15
medications were free? (3.7%) (3.7%) (37.0%) (55.5%)
71 01 Al BITAS POAO 7 3 1 8 8
from your doctor to your (26.0%) (11.1%) (3.7%) (29.6%) (29.6%)
pharmacist be helpful?
Do you feel that you are treated 1* 0 4 12 11
with respect by healthcare (3.5%) (14.2%) (42.8%) (39.2%)

professionals?

*=1 missing case **=2 missing cases

Table 5.12: Questionnaire: Part E About Your Healthcare Services
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Healthcare Services

Twenty-eight people (96.5%) indicated that they vieved their health services to

AA OA@GAAIT T AT 66h OOA Obhe erstnArdlicaiing thab@dyi AS§  x |
viewed their health servicesin  CAT AOA1 O1 AA Obi T 088

Listening to Views

Two questions were posed relating to listening to the views of patients/@nts.

The majority of patients were of the view that boththeir outpatient clinic doctor

(n=20, 69.0%) andtheir GR T Epyh ¢ooe8¢ebq | EOOAT AA O1T OE/

Waiting Times

ET ACAAT DAIPIA joustbPQq EIT AEAMAKDA dait OEAO
ET AEAAOAA OEAO OEAEO xAEOEIT ¢ OEIi A AO AI
[ £FOAT 6h OOAOU 1T EOAT 6 10 OAI xAUOGS8

Access tolnformation
Four questions relating to access to infanation for the young people, their

teachers and others were asked. Thirteen young people (44.7%) indicated that

iTOA ET &£ Oi AGETT AAT OO OEAEO AOOEOEOEO >
However, nine young people (30.9%) indicated that more informabn would be
I£ EAID 1TT1U0U OOIECEOI U8 1O 061106 AO A1138

be of moderate assistance. Information for teachers was considered by 16
jouopq O AA OOAOUS 1T 0 OA@OOAI A1 UG EAI B/
indicainC OEAO OEEO x1 Ol A AA Oi 1 ARAOAOAI U8 EAI

Meeting other people with arthritis was considered positively, with twenty

young people (71.3%) indicating that this would beOi I AAOAOAT Udh OC
OABOOAIT Al SiieerBydundgpale (65.0%) were of th view that more

ET £ Oi ACEIT AAT 0O AOOEOEOEO &I O OEAEO ¢/
001 ECEOI U8 T O OiTAAOAOAI UGS
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Free Medications
Twenty-£E OA UT 0T ¢ PAT PI A j wc8ubq ET&EAAOAA
OAGOOAT ATl Uud EAI pAEODI free£ OEAEO | AAEAAOGEIT T O

On-line Prescriptions

Sixteen young people (59.2%) were of the view that ehne prescriptions from

OEAEO AT AOGI O O OEAEO BOAAODOAAKIODNS xE Ol BAEQI
respondents (37.1%) believed that ontline prescriptions would be helpful only

001 ECEOI US T O 061106 AO Al1 88

Treated with Respect
Twenty-three respondents (82.0%) felt that healthcare professionals were
OOAOUS 1T O OADGOOAT Al Ué OAOPAAOAESDI 1T &£ OEAT

54 Results of Interviews with Parents

Fourteen parents were interviewed indvidually. All of the parents were in paid
employment outside the home. Interviews were set up at times to suit the
parents. Participants were asked if they would prefer a telephone or fade-
face interview. Four interviews were faceto-face interviews and ten were

telephone interviews. Interviews lasted 20-40 minutes approximately.

Parents were residing in four different counties on the western seaboard of

Ireland. The findings of the interviews with the parents are arranged by topic.

During the interviews the parents spokeAAT OO OEAEO AEEI A30O KNC
the impact of juvenile idiopathic arthritis. Parents spoke of the direct impact of

OEA AEOAAOA 11 OEA UTl-ingandphyorolbgicdl @eH DE UOE A
being, on their moods and emations, their

self-perception, on their social support and peers, and the school environment.
Other quality of life issues that the parents discussed were issues where the

DAOAT 60O AAOAA AO OEA Ui Ol ¢ PAOOITBEO AAO

exanple sourcing the most appropriate healthcare personnel to care for their
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child. The impact of the disease on the quality of life of the family and their
social support was also discussed. Parents made a clear demarcation between
I EAZA AAEl O Konfimted diagnosisboEjuvandeCarthritis and life after
diagnosis. Following diagnosis and referral to a specialist centre, the process of
trying to suppress the condition commenced. Often this required a trial of
medications or combination of medicatons before the most effective

medication regimen was arrived at, and often this continued to be problematic.

Medication was a significant issue. Parents recognised that the newer biologic
medications were frequently improving the quality of life of the ypung people,

enabling them to do the things that other young people of their age were doing.
However, parents were concerned about the lonterm impact of these
medications. Many of the interviews followed the trajectory of the disease in
chronological ader, as this seemed to provide parents with a natural
framework in which to discuss the situation and was not imposed by the
interviewer. The findings have broadly adhered to this framework. The word
60!'1118 OAPI AAAOG OEA 1T AT A Twsks n@aidnedUl OT C
Attributions to quotes are given as numbers to preserve the anonymity of

participants.

54.1 Quality of Life: Physical Well -being and the Impact of the Disease
Parents tried to explain the impact of the disease prior to a confirmed diagniss
The parents spoke of the pain, stiffness and fatigue that their children were
coping with and the adjustments they were making to endeavour to normalize

their lives.

5.4.2 Pre-diagnosis: Prior to a Confirmed Diagnosis of Juvenile
Idiopathic Arthritis
Pre-diagnosis: @e knew something was wrong for a long time, and even
before he went to secondary he started getting stiffness in his legs, and then
OiTi A AAUO xEAT EA Al Ol AT60 xAIl E OAOU

we went all round the houses. Weent and had him X-rayed in
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[Name of Hospital] at that stage, and that would have been oh 8, 9, years
Acih AT A OEAU OAEA 1T1h 1T7Th EOOO COI xEI
(Parent 9)

Asked if he missed much school
031 EA AAOCEAAT T U xIi GBIAA BEGAEA Ap AEET JECET 1

Au OEA AT A T &£/ OEA AAU EOGA AAOA Ui O E

drive him to the school gates or minimize the amount of walking he did on

OET OA AAUOh ABO EA xAO OOEI 1 AAOGAOI ET .
(Parent 9)
Another parent spoke of the physical impact of the disease prior to

diagnosis of JIA:

Pre-diagnosis: &ou know serious symptoms, of some kind of problem
because he was getting not just occasional stiffness, but actually more
DAOOGEOOAT O OOE £A&1 A OO hhatAbirk wherAheiwas 8  #1
diagnosed it was quite quickly getting more serious, and | remember the

image to this day- the bottom of those steps that you just walked up he

AT O1 AT60O 11 OAs (A AT O AT 8O AOT 606 Oi
course your leart goes out to anyone, especially young people, to be in
DAET h AT A Ui O ETT186EA EOOO AT OI A160 11
(Parent 10)

54.3 Post-diagnosis: After a Confirmed Diagnosis of Juvenile Idiopathic
Arthritis
Post-diagnosis: 07 AT 1 EO AT AO OA @)Qa3pedally nGnE AT ¢ (
in the summer time, you know, they might, you know, want to be out
playing football, or doing, you know, certain sports or whatever outside,
AT A OEAU pyol knbwJ(sigh)becdude of the pain and all that
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sometimes you know thé&atigue and all that you know that goes with it

uir 6 ETT x8 )y O AT AOGT 80 Al11x OEA O1 O
EO EO EAAOO AOAAEET C AO OEI A&h 601 O ET
hopeful like that we will find a cure for this eventdalUh  UT O ET 1T x 86
(Parent 8)

Post-diagnosis: It was just one day he was lying on the bed and he said

O0- Al OAI AT AAO 1T U AOiI OEAO jTAIT A 1T &£ AOI
xEAOA EA AOI EA EEO AT EI A8 EA OAEA O- A
think thatreall U OT T E OEA AUAO 1060 1T & A8 )
here that had his whole life ahead of him was really, and when | say an

ET OAT EAh xA811 OAU UT 02 EATIIxU xEMOxAO I &
AA ) OET OCEO Ail £ET AGBOERA xANO E@IT KIAD
ET A xEAAI AEAEOS86G

(Parent 13)

The disease had an insidious onset for many of the young people; however, one

parent spoke of the apparent sudden onset of the arthritis.

Post-diagnosis: ) AT 1 OEET E x Aure@@iEniohthsCT O OF
|

60

1 AOGAO OAAIT U xEA
O
E

E
xA EADPO AOEETI 8 NO!
El

A s oA s ~ = ~ z ~ =z

OAPAOEOEOA NOAOOGEI 1T O 8AAOOCANMIIyddS OA

ATT80 AAI EAOA 0860 EAPPATET & Ul O ETT:
EAAI OEUS AELEOG Wi @ EOAGx OEAEO OEAOAI
AT A TAgO OEET C AAI AA * (xntn z Welhthedd ECE OA

was a lot of anger at the time too | tell you the truth a lot of angerz

through ignorance or just through plain anger, Yo ET 1T x 8 8
(Parent 2)
Post-diagnosis: 0) £ OEAU AT 601 A Ai1 06011 EO AO |

was not to be in pain you know if she was able to get around alright you
ETT x8 910 ETTx OEA xAO Al xAUO A EADE
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hard to get upin the morning and be happy whet i 06 OA ET OOAE

E
know.) EAOA AT AxA&01I EAAEO 1 £ AOEEI C6 E
know, and she hates it you know. | amtryingtode©®O T £ OEAO EAA

very hard to get up in the morning not to sagnything to her you know.
7A80A OOUET &6 OI AT PA xEOE EO AlI

OEA

OEAO OEA8O CciEI G OF AA 1 AEO xEOE OEA

ur éi ¢ AcCA Ui O ETT x8 4EA AT 06106 1 £

(Parent 12)

Post-diagnosisq O! OAAI 1T U AAA AAU A O EEI

i A,

EC

AT A OEAOGO xEAT EA AT OI AT6O0 GCAO 1060 1.

(Parent 6)

However, when the disease had been suppressd due to medication or was in

s ~ = <

OAI EOOEIT OEA Ul 01 ¢ bdmakably dfferenN OAT EOU

6" 060 &EOIT TTAA EA OOAOOAA 11 OEA

see that improvement too, and you could see Anon being more outgoing.

(=

( O E

(AGA DI AU & i OAAI I 8 (ABA Ci OxEiiElICs

would do. Son that sense he was probably deprived of those in his earlier

ARx UAAOO O1 OEl EA OOAOOAA OEA (Of EOA;

(Parent 13)

54.4 Quality of Life: Psychological Well -being and the Impact of the
Disease

One parent spoke of their child having been seen on many occass by

DEUOEAEAT Oh AOO OEA AEEI A8O0 Ai1TAEOETT

distress of the child added to considerable distress for the parents. The parent
spoke of their young teenager saying to his parents that they had to find out

what was wrong.
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Very scary, and also we were just cross because you know Anon kept on
OAUET ¢ O1T OO0 OUiI 08 0A Chkgouknow hdlvasOT I AO
OAAT T U OPOAOh AT A EADPO OAUET ¢ 0O) AATG«
xOl 1Co8 ) O x AO ngx&det it &nélO ThexAvésEhke nainl £ OO
frustration really, and he was very he was always sort of raging at us

OAUET ¢ OUlI 6860A ci 6 O61 O1 06 OEEOGHHh UI O
OEEO O OOAAS8G

(Parent 9)

Parents spoke of their children trying b cope with the disease, and the
importance of not leaving the young person on their own and encouraging their
friends to call to the house, keeping them connected with their friends. Missing
school was not just about missing education but also disconnéaty them from
their peers.
Ol A Ul O EAOGA OI EAADP EAO ET A DI OEOEO/
(Parent 11)

Coming to terms with the disease and telling friends about the disease could be

problematic for the young people.

O7EAT EA xAT O 1 10ERIIADA MO Ax ERE AFERO 648
advertise to all in front of him, but in a way he had to learn to be a bit more
EITTAOO AAT OO EO xEOE EEO AOEAT AO OAUE

01 EAOA OT CAO A AOGO 11 x |1 Ahddvely AAT §C
EAOA 8 (A AEAT 60 xAT O O AAIEO O EO
(Parent 9)

0AOAT OO xAOA 110 OOOA EALEA OEA AEOAAOA O

3AOAOAT DPAOAT OO0 I AAA OAEAOAT AA O OEAEO .
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O& Al 1 1 U AEEHEIAOREAEABICOIGEAAAOO Al DA
OEA DPAOOI T AI EOUh AT A OEA 1T OEAOINOxT h ¢/
x] OlA £ZET A EO A 110 EAOAAOS8G

(Parent 9)

O(A xAO A Z£AT OAOOEA AEEI A OEOI OCEI 00
olderladwed A T AOAO EAAO OEA zArleds hd was Erg) 8 "0
verybad with paing! T 1T x17T O1 A OAU O!'E )81 T ER )@
knowzUTI & AT 01 A OAA EO OEAO EA xAO OOEEA
(Parent 13)

5.4.5 Quality of Life: the Impact of the Diagnosis Pro cess, Physically
and Psychologically

During the process of diagnosis children had undergone painful procedures,

attended many appointments and had been affected by the attitudes and
expertise (or lack of expertise) of health professionals. Parents spokd the

difficulties of the diagnosis process on their children and their families and how

stressful it had been prior to a diagnosis. Parents were looking for clarity and

the experts to have the answers. Answers and clarity were not always readily

availabl A 8 4EA AAT OOAT &£ AOGO T &£ OEA PAOAT OO

The diagnosis process, for some, may have continued for 18 months, perhaps
more, before a confirmed diagnosis was made. Parents talked of their turmail,
their helplessness, the hphazard referrals of friends and family to sources of
information, the unpredictability of the disease, the uncertainty that pervaded
theirlives. 4 EA OEOOAOQOEIT xAO AEOOOAOOEIT ¢ch AO 1
was deteriorating.
O#1 1 001 ORAAIONO EBODA AGEA A@DAOEAT AA O1
take him to where we thought had # best treatment, which was to
, TTAITT 86
(Parent 6)

146



Chapter 5Results

O) OO6PpPiI OA 1 EEA EA£A Ul @ahgivhediAdddd th©1T OE A
problem initially developed whenhe was 2 oddg mm z | suppose there

was a period where we were extremely concerned where the diagnosis
process was ongoing, and it was quite some time befprem z a positive

AEACTI T OEO AO OF xEAO AgGAAOI U OEA DPOT A]
(Parent 4)

O 4 E E 1 hfoligh @hatthappened with Anon you know the main issue we
would raise was extremely tardy diagnosgsextremely latediagnosisd
(Parent 10)

5.4.6 Quiality of Life: Parents as Advocates for their Children

Parents were acting as advocates for their childrenand consequently the

quality of interactions and communications with healthcare personnel was very
significant for parents. Communications needed to be open and honest and the

attitudes of the clinical staff were very significant. On first meetings, grents
endeavoured to assess the competence of the clinicians, assess if they could

trust them and if they could collaborate with them. Parents were proactive

about their clinical team and if they were of the view that the clinician did not
suitthemorwAO 11 O ET OEAEO OEAx OEA 1100 ADBDC
particular needs they would make the decision to go elsewhere. Parents talked

of being aware of the social cues of being listened to and being heaithey had

a strong need to perceive tat OEA Al ET EAAT OAAI xAO OxEO

and that they were getting the best care for their child.

Parents and clinicians spoke of the lack of electronic record keeping, which had
implications for integrated and coordinated care. This was espeally noted

prior to a diagnosis being confirmed when their child was being referred to a

number of physicians for evaluation. One parent described the record keeping

AO OOAxAOU AT A AO AAOO ETAEEEAEAT O j O
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communications between the clinical care team were not reassuring for

families.

A number of parents maintained their own records. They communicated their

AEEI A6O EEOOI OU AT A OEA 1100 OAAAT O 1 AA
Parents were looking for clear and oncise clinical pathway information.

Fathers, in particular, were looking for a piece of paper to take home an

algorithm format pathway outlined from all physicians including their first

point of entry into the healthcare service system, which was ususltheir GP.

Prior to a confirmed diagnosis parents spoke about distilling and synthesising
information. Often there was a disconnection between the families and the
healthcare professionals. There was a sense of parents spearheading and

managing this pioblem-saturated situation.

Oia ®ithess now her mother took on quite a lot over the years and kind of

has maybe fought battles more so than | have. There was a long time there
xEAOA xA EETA 1T &£ OAAI AA O AA CIEITS
across afacility that was available in Belfast rather than here and we got

EAO Ob OEAOAS86G

(Parent 4)

O!'T A EOANOGAT O1 U OEA AT AOI OO0 xAOA xOE(
AAAEO T &£ AT OAT T PAOGR ATA 110 001 OET ¢ O
shared. ROOT T Al 1T U ) OEETE EOB6O0 A O OAl AE
EO6O0 OEA DPAOEAT O xEI OO0ARAMQarecaddf A OEA
EAAI OE OAOOEAAR 171060 EOOO EI OEEO AI O
that different categories oA T AOT OO0 x1 180 OAI E O AAAE
xI T60 OEAOA ET &£ Oi AOEiTh xEEAE.s&0 Al
those two thingsz first of all finding the right people, and then getting

OEAI ol AT 11 AAT OAOGAn AT A jusbEddtmk OEA
consuming, which is very hard because when you first have a child

AEACT T OAA Ui O60A CTET Q@ @FOAACIGRAIO @DPC
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take on which is basically a whole project, and manage part of the health

service yourself, and thet(EECE O OEA ACi O 1T £ OAOEI 00
Ui 6 OAEET C AT 10011 TnE) OBOOCEDOR®RD AEKBUAE
very upsetting, and as | said very time consuming, and totally unnecessary,
xEEAE AT Ol A AA EZEQAA OAOU AAOEI U8SH
(Parent 6)

O4ERCAEGO AEEAZEAOI OU ) OEETE EO OAAIlI
DOl ZAOCGOGET T h z1 AADABISOAEDK @d z wi & Al 00
sometimes be left in a limbg things are not properly explained or not
Aobl AET AA ET I10DEET AT @ AddbtOiss@sblx | also

thinkzmmzUT O ET 1T x OEAOAGO A 110 11 OA EIT A&
AAT EETA T &£ AEAAE OEET GO 11 OEA EIT OAO
(Parent 4)

0) 0 xAO A AEC OEI AE &£ 0 00 xHudthe xA x A
other thing isz mm z like no one was able to tell us anything about it you

ETT x8 31 xA EOOO EAA O1T Al 100 AAOO |
(Parent 12)

O4EA 110060 AEEZEZEADOI O OEETch AT A OEA 11
that we have put so muckeffort into building up the contacts and finding

OEA OECEO AT AOI OO0 xEI AAT EAI PS8 4EA
there is no ong patient type managerz who can put you in touch with the

right people. We had to go to many different sourced jiesfind out where

the best place to go for treatment and therapy. Where is the right
podiatrist to go and see where is the best eye surgeon and so on. There is

no single ceordinated point, and that would be one big problem, and the

second leads orrdm that is the fact that every time you see a new doctor
OEAOCA EO 11 AITITi11T1 OEAOEIC 1T& OEA PAO
(Parent 6)
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5.4.7 Quality of Life: Referral to a Regional Rheumatology Centre

Once a diagnosis was confirmed and parents werconfident that their child was

in the appropriate care centre and was being seen by the most competent
person available, only then did parents allow the locus of control to be handed
over to the physician. Many families travelled considerable distancesto
regional centres for their medical appointments. This was seen as a well
x| OOExEEI A ETATTOATEATAA AO 110 111U
very important, parents needed to be able to trust and have continuity in their
relationship with the physician. It was also seen as getting the best care for
their child.

Once parents considered that they had been heard, treatment options had been
discussed and a reasonable plan of action had been put in place for their child,
parents acknowledged that heir level of anxiety lessened, if only briefly. Having
returned from the regional centres to home, parents considered flexibility and
response time to phone calls and -enails to be very important. Many were
initially very surprised that they had the personal number of their consultant
and found this a great comfort as well as an act of great trust. Parents
recognised the need for partnership in the relationship.However, in the early
days of the disease parents indicated that they were frequently oveilvelmed by
the whole situation and on reflection realized that it took time to build up

relationships with the care team.

Having received a diagnosis and been directed to a specialist team, the
abnormal started to be normalized over a period of time.All of the parents
spoke positively about their rheumatology care team. The specialists, either

physicians or nurses, were found to be very helpful, respectful, approachable

xAO

and available to them. 51 AAOOOAT AET ¢ 1T &£ OEA EAIEIE

appreciated.

150



Chapter 5Results

One parent spoke of his introduction to the specialist team:
O3EA OAEA8 O) Ai OEA | OOEOEOEO 3PAAEA
saidz OEA OAEA OEAOA EO 1TU ITAEIA PEITA
anyone in health ever before do something like AOh AT A x A3 OA T A
it, but you know the notion that her commitment to the patient meant that
OEA AT O A AA AAT T AA AOGAT Ui O ETTx AO

E

three layer set of fences between herandyou iE AOS8 O A AOEI |
(Parent 10)

A

One parent whose child receives specialist treatment in London said:

By going to a paediatric rheumatologist who specialises in this condition,

and who takes part in worldwide research someone who is very involved

in the whole areaz his ecialist subjecz x A A£AA1 xA80A CAOO]
treatment possible, and the best information possimdere we have total

confidence. Whereas a general paediatrician maybe very valuable in their

I xT OECEOh AOO OEAUBOA 11 ®@OATEAOAOME(
experience, and can misdiagnose very easily. So we want 100 per cent

AT 1T ZFEAAT AAh AT A xA8OA Al 01 OOAWm OEA
Z what was BUPA, which meant we got independent opinions from
recognised experts around the worldp that we could validate what our

expert in London was doing was actually the best treatment available. At
OEAO OEi Ah OEAO xAO OAOU OAAOOOOET C A
(Parent 6)

Parents who had travelled to Northern Ireland or Britain for assessment and
treatment considered that care was different in other places. Patient
expectationsof care and resources were different and parents appreciated the

benefit of seeing how things could be done elsewhere.
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O4EAU OAAT AA O1T AA AEAO i1 OA Ahhé&dl AAA |
OEAT xA xAOA Aix1 EAOAS )T OEEO AAU
OOAT AAOAO OET OI A AA AT U AEEZEAOCAT O AO .,

(Parent 4)

One father indicated that he made it his priority to attend outpatient clinics with
his child.

0) ADOhROOAOU AEZEZEAOI O O COAA OEEO OE
Al xAuUO ATTA EOh AT A EO EOOO OAAI AA OI
and | are completely you know, shoulder to shoulder in this, but it just was

for continuity bettertoha@®A T T A PAOOI 1T CT ET C8 ) 8 OA
1 EOOIA OEET ¢ 1T1T AOOEOEOEOS8G

(Parent 10)

Reflecting on the organization of the outpatient clinic:

OAEAOA8O EETA 1T £ NOEOGA A AEO T £ A NGO/
you know | mean the wholehing is under resourced or badly organised or
xEAOAOAOS 31 ) AIT160 EiTTxh xEU EO E
rooms?

(Parent 10)

5.4.8 Quality of Life: the Global Well -being of the Young Person

Parents spoke of the importance of the holistic andomprehensive view of the

young person. One parent, discussing the importance of sufficient time at
appointments, said that the paediatric rheumatologist consultant in Britain gave

them a considerable amount of time and always asked pertinent questions

abil OO0 OEA Ul 01T ¢ DPAOOT 160 EAAI OEhbeilgd xAl I
social life and education. This consultant had known the child since he was

three and was seeing the child on a regular basispnsequently knowledge of

the child and the family haddeveloped. The parents of this child found this

152



Chapter 5Results

continuum of care very important to them, as well as rapid access to this

physicianbyel AET h ET AT PEI C xEOE OEAEO AEEI A8O

Discussing the issue of global assessment in greater detail, one parevitose
rheumatology care was in Ireland said that as well as an appointment with the
rheumatologist she brought her child to a local paediatrician for an annual

global assessment and consultation. The parents found this paediatric global
assessment and pespective very helpful in providing a comprehensive

| OAOOEAXx 1T £ OEA Abkchd. fsdués sieias inudrifion, glowkh x AT |

and other general health issues are discussed at these consultations.

091 O ETT x OEAOABO A 11 Gwsbjoddanknd gEl O AO
check things on the internet or whatever. But sometimes that you know
Ui 66 0A CAOOET ¢ ET & Oi ACEIT ET EOI 1 AOQOE

OEET ¢ OEAO xA80A Al xzabOvaoOEyAdd hadé AT x
someone who ikd of looked atz at her not from the arthritis perspective,

AOGO &EOI i OEA '1117 DPAOOPAAOEOAS8S

(Parent 4)

Parents acknowledged the need to see the child and not just the disease. This

was encapsulated by one parent:
O- AEET ¢ OOOA OEAO , Etat he &@Lseed bR theOOA A O
APDbPOl POEAOA DPAT PI Ah AT A OEAO EO AT AOI
school life and his life in generaBT OEA 08O OEA | AET EI bA
have to think about the impact on everyone elgéhe other children.
(Parent 6)

5.4.9 Quiality of Life: Diagnosis and the Impact on the Family
On reflection parents acknowledged that the time prior to and around diagnosis
was a period of acute anxiety and of crisis. They were in a high state of alertness

and vigilance for and alout their child. Reflecting perhaps over many years,
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rarely was their anxiety for their child as acute as at the time of diagnosifrior
to their child being diagnosed with arthritis mogs parents did not realise that

young people could get arthritis andvere shocked by the diagnosis.

Parents wished that they had got the disease and not their child. Over a period

of time parents adjusted to the reality of the diagnosis that not only was their

child acutely ill during a flare-up, but the iliness was nbgoing to go away- their
OAEEI A xAO CIEIC OI AA OEAEmpBmMOofte 111 C

disease could besuppressed but the disease could not be cured.

O) OEETE xEAO AZOECEOATAA 1T A xAO xEAI
looked it upon Google and they always say you should never do that and |

got very, very upset. You know because the ¥nd O DB OT CT1 1T OEO
good and | just heard this name and | looked it up and maybe | should have

been told not to do that because that was verysapting. And | was in

tears in work you know checking through and everything...I never realised

that when Anon got it first that kids under twenty anyways got such a

OEET Ch Uil O ETI x8 31 OEAOG6O0 A TEITTO E

v o~ A o~ s

OEAOGDI BAAOBAT AOAT DOAT EA ECTT OAT AA Ol

(Parent 9)
O7A1T 1T ) TAAT &EI O Oi il AAT AU OEAO0BO 1 AxI
iU TT1Tu AAOEAA EO OEAO Ui O EAOA O

bi OOEAI A85
(Parent 11)

091 6 ET 1 Aingly oGddAakexitEand just give it to me, and let her

I ££ UT O ETIix j OECEQS 4EA AAOOAI OEAE
xAOAEET 8 EO Ui O ETTx Ui 6 EAAI O EAI/
such you know.when you discover this firstyou know, it is very traumatic

on everybody involved. And not so much | suppose on the child at the time.

In some cases the child might be too young to understahdt as they get
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I1TAARAO OEAT OEAUB80A DPOT AAAT U OAUEIT ¢ Ox|
IO I Ah AOGO xA ETTl x xEAOG8O CIiET S 11 EI

(Parent 8)

60)8i ET 1T U EEAEOCEAO Ui O ETixh AT A Ul O
ETT x8 #AOOA UT O AAAT h UT O ETTxh )
ET OOAAA T £ A Ul.OT ¢ AEEI Ah Ui O ETT x8

(Parent 14)

Interviewing parents it was very clear that a diagnosis of JIA was a shock but for

some it was also a relief. Prior to a confirmed diagnosis being made, parents

EAA AAAT 11 AT OAITOETTAIT OI11AOAT AGOAO
there was something seriously wrong with their child. Many parents consoled
OEAI OA1l 6AO AU OAUET ¢ OEO AT O1I A AA
depended on the severity of the condition and disease activity, and life

x OOAG

experience. Parents endeavoured tacome to terms with the diagnosis and get

on with life.
6)06 OEi AEET 8 AT A ) EITix OEAOA AOA
OAOI ETATT U EI1T AT A OEAORyohsdithackiahd EAAOC
uird 11T AO OEEOhR AT A EOGBO OEA EAI PI A

(Parent 11)

One parent did have rheumatoid arthritis and talked of how important it was to
be positive and make little of his own severe condition to avoid negative

influences affecting his child. Parents talked of feeling guilty of perhaps passing

on a faulty geng(Parent 14).

5.4.10 Quality of life: The Impact of lliness on Family Life
ONOAOUOEETI ¢ EAO AEAT CAABS
(Parent 3)
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All of the mothers interviewed were in paid employment outside the home. If
their child became ill this required a juggling of family arrangments, perhaps

working weekend shifts or nightduty for some mothers. Fathers working near
the home often took over the caring role while mothers were at work. Parents
talked of living from day to day, and making tentative arrangements only, for
example family holiday plans, or a family day out, in the knowledge that these

may change at the last moment due to the unpredictability of the disease.

As parents began to emerge from the shock of diagnosis and as disease activity
began to subside as a resultfareatment, parents began to appreciate more
clearly the impact of how one member of the family being ill was affecting their
other children. Feelings of guilt as a result of their lack of attention to other
members of the family were acknowledged.One parent spoke about one child
having completed State examinations with very little support being given from
their parents because the focus of attention was on the ill childt was not until

the young person with arthritis left the family home to go to ctege that their
other children received the attention that the parents perceived was

appropriate. This was echoed by other parents.

031 EOBO0 A Aol @@A inder, ndvéd Gtops thinking and

worrying. And then of course when we sit down @eOA OO 11 1T EET
future. And | mean that really (sighy you know it reallyz we start to

OEETE T EEA OxElIl OEA AA AAIT A O1 Ai

that certainly z you knowz) [ AAT EO86O EOOO OiI i AOEE
with. A A OEAT ) Z£ET A OEAO | AUAA

uir 6 ZAAT OEAO UI 660A EOOO Oi1 OA
(Parent 1)

Parents realized that siblings of the young person were anxious too.

OEA i OEA
AT U Al C

O04EAU Al CAO OAOU ki G\OBEAAGE AQ@A AORTAA AL
EADPPAT ET ¢ AAAAOOA OEAU Ai160 OI AAOOOA
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xA6OA EADPO OEAI EIT & Oi AA AO i OAE AO x

ET £ Oi ACETT OEAO xAB0OA EAAh AT A xAd0/
COil 6PO AO xAll 86
(Parent 6)

Parents acknowledged that travelling to medical appointments could mean that

their other children were affected by parental absences.
B) OEETE EO xAO gtt10 EA OOAOOAA OEAOD
FTATA T £ ET OPEOAIIYAINA xiAB BXQG@EAETAAY xAO

it meant getting someone here OT AA EAOA xAd811 OAU EAZA
OEI A ET OwhkndwO Aekak it didaffect the family life in that
x AU8 6

(Parent 13)

Juvenile idiopathic arthritis tends to be & episodic disease with periods of
crisis, then periods of noncrisis. At the time of diagnosis and subsequent flare

ups, one mother spoke of

OBEA OAAT AOGO OEAO AAIT A T OAO OEA FEAI EI N
(Parent 3)

Acute periods of the disease require rapid mobilization foresources and intense
involvement of the carers. One mother had to give up paid employment for at

least 18 months at the time of the initial onset of the disease when her child was

three years of age.She described how her complete focus was on the dhild

and how itwas afulOET A ET A [ AT ACET C -léxmiAg tiAgv& | A6 O
the direct care, for example injections and eye drops, ewdinating and

updating the medical team, arranging transport to medical services, and

arranging assessmentanA ADPDI UET ¢ AT A AAOT AAOET ¢ A& C
behalf. The teamET AT OAAA OEA OEAOI AOT 11T U Ail OOl
who took the blood every 46 weeks, the physiotherapist, the ophthalmologist
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and the optometrist. There were a number of mce-only referrals to exclude or
to manage related problems. Parents discussed the amount of time and energy
that was spent on advocating for services for their child and the impad all had

on the quality oftheir family life.

During the periods of nm-crisis the young people can be feeling unwell with
low energy and then periods of relatively good health with better energy levels.
During these periods of rehabilitation the young person may not be well enough
to attend a full day at school. This may have the consequence of having extra
journeys to the school or making other travel arrangements if the ill child
cannot be left unattended. These types of situations can impact on the time and

resources of the family and inevitably impact on the quality fofamily life.

Parents became attuned to the disease and its episodic nature. The fatigue
associated with the chronic disease of juvenile idiopathic arthritis was strongly
associated with a precursor to a flareup, throughout the flare up and into the

rehabilitative phase. Parents recognised that this very low energy was part of

the AEOAAOGA AT A T1TAA OEA Ui O ¢ PAOOT T80 ATl

it was an indication that the flare-up was beginning to recede. All of the parents

indicated that they maintained a high level of vigilance about their child.

O0) xAO Ai1 OOAT O1 U T AUAA xAOAEET &

cl 1606 xEOET OO A AAbph EIT AAOA EAGA Al
xAO AAOET &6 xAil18 A9ii ® OEROx ARRIO ®BAIT OE

do, but maybe more so for him. Now we tried not to kind of make him feel

AO EZAZ EA EAA Al EI11AOOh AOO AAAD AT x

ui & EiT 1 x OEAO EETA T &2 A xAUS86S
(Parent 13)

During periods of relatively good health families were able to maintain their

normal activities and enjoy a sense of relief from the crisis periods.
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0! CiITA AAU A O I A EO A AAWI @ERAID » )OE
OAU OEIT x AOA Ul 66 AT A OEAGBYA Ydhhrow O E C
A6 ET OEA AAAE 1T &£ UI OO0 T ETA Ul 080A «x
for AEAOB8 O AAOCEAAT T UR AOO OEA Ydukrow, OEA OB (
AT A ) T AAT OEA8O AT AAOI 1 OOAIT U xi1AAO.
(Parent 1)

One parent described the irpact of the weekly routine of injections to his child.

O0) TAAT 1177117 EAOAO CAOOET &6 1T AAAI AOS
CAOOET 8 OEAI AT A Ui O EITTx xEAT OEA (¢
together, and put it into a big syringe and that uddo be likez we used to

Z and this is something we built up for 2 days in our house the tension

would build, and build with myself and my wife because we knew the

ET EAAOGETIT xAO AiiEICS 'TA )61 OAOET O

Then when- it used to take abat 3 or 4 hours to get her ready, to get her

OAAAU O OAEA EOS I CAET )61 110 Al AA
OEA xAO CAOOEI &6 EOS I x )y xT 01 AT86O E
EO OEGCEOSB "O00 Ui O &A1 OnthegeRngsh@®B A EOO

to bez these are little things that have to be looked at you know

But there was 2 days the build up, the tension started. It would start in the
iTOTETC UTl 66A AA EAOET 6 Ul OO AOAAEEAO
AnonisdueAO ET EAAOQEIT 11 &OEAAUS AT A )BA

y6A OOAOO AT A )YB8A OAA T U xEZA CAOOET ¢
AOGEI AET 68 Obp OI OEEO AAAAOOA AOGAOU OEI
drain her, drain me, and by the time Anon haditoveraAdd T A xEOE OE/
AOU & O AAT OO0 AT ET O60h AT A OEAT OEA «x,
(Parent 2)
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Families, however, needed to be able to adapt quickly to the particular phase of
the condition as this could change rapidly. Parents and families stad to
develop coping skills and strategies to cope with the different phases of the
condition. Initial emotional turmoil and confusion was followed by a period of
struggling, often a feeling of isolation. Parents then started to become more
aware of the trajectory of the illness, the early signs of a flarap, the cycle of the

flare-up or acute episode.

5.4.11 Quality of Life: Medication

It could take some time to realise that the condition could not be cured, but that
newer treatment regimens could sgnificantly improve the quality of life for the
majority of patients and place them in remission. Parents talked about how the
medication affected their children. Often, parents knew that it had the potential
of improving the quality of life of their children. However, they all had strong

concerns about the longterm impact of the medication.

6" 66 OEA A1 1 AAOT OEAT Etérin sideleffectscol | x h
this kind of medication? What impact it might have on him in the future.

We know thereE OT 6 O AT Al OAOT AOEOA AO OEA
x] OOEAA AAT OO xEAO I ECEO EADPDPAT 86
(Parent 6)

O4EA | AOEI OOAPAOA EO DPi OAT O AO EO EO
thatiszOEAO EO OEA 1T1A OEEIT C ) Al EITDPA A

affect his liver (sigh- sounds anxious) that he might have cirrhosis of the

liver or something that they might detect something like that you know.

4EAO x1 O A AA OEA T AET x1 OOU )B6A EAOA

~

I 186
(Parent 13)
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O4EA Al TefdindsheMEsdatl EEA EAO 1 EOAO xAO ¢
OEAOA 1Tix AT A EO6O0 AAAE OI 1171 0Oi Al 86
(Parent 12)

As their young people grew into adults concerns relating to family planning,

fertility and alcohol restrictions due to the medication were raised.

Qike if she wants to have familyOEA 1 AOO OEIi A OEA xAO
OuUi & EAOA O CEOA OO0 AO 1AAOGO 1d A UAA
mmzEO AOET ¢O EO EIT T A OF Ui O O11856

(Parent 2)

y8A OAU EA EAO AO CI 1 aAAT ANOAODIE OA

gq'

>

I OEET ¢ OEAO xA ETi1x 1T &£ OEAO EA AA
i AU AEAT CA AO EA CAOGO 11 AAO AAAAOOA U
i AOGET OOAGAOAR AT A 1T AUAA ET A EAx UAAO
otherOEAT OEAO EA38O OAEET C PAOO ET OBPI O
T1TO0 PAOOEAOI Al U ET OAOAOGOAA ET ObPI1 00

EEI AO EAAO AO )&6i AxAOA8G

(Parent 6)

- Qu

Young people were endeavouring to cope with their treatment regimens, ifo
example their medication. Some of the young people were injecting themselves
and taking responsibility for storage, preparation and disposal of the needles
and syringes that were used. Medication could cause them to have nausea.
Living with this weekly chronic problem appeared to be a matter of fact for
these young people. A number of solutions were proffered to counter this
problem. However, often these did not work and the young people had to cope
with the nausea on a weekly basis following the medation. Some young people
were receiving their medication intravenously at outpatient clinics. This was
found to be good but imposed time constraints and logistical difficulties for

some when at college in a different city.
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5.4.12 Quality of Life: Social Support for the Family

As parents adjusted to the situation they became more knowledgeable of service
provision and supports. Supportive responses from other people could help to
mitigate the impact of the situation also.The family social support network was
appreciated as critical to many parents. Grandparents and aunts of the young
person with JIA were seen to be the most involved with familiesGrandparents

were often seen as supporting the parents as well as the chiltllo longer in paid
employment, grandparents were often able to free up parents for short periods,
relieving them from a hospital room or their own home when attending hospital
appointments or when other children needed to be collected fronevents. Often
grandparents were viewed asOOT OAEOOI 1 AGéh A NOEAO Ol C
00PDPI 008 /ITA 11T O0OEAO ET AEAAOAA OEAO EAO
child was having a difficult time and she was feeling low she would contact one

of her sisters and that was of enormous asgsnce. Knowing that she had this

safety valve kept her upbeat most of the time.

Other parents without extended family living near them or whose own parents

were ill or had other family difficulties described how they found themselves in
anisolated andi T AT U OEOOAOQOEIT xEEAE 1T OEAO DPAI DI
Arthritis Ireland was singled out as providing excellent information, particularly

during the past few years. Parents spoke of the importance of the teachers,
particularly in primary/national school, many of whom provided extra

curricular support and were also sensitive to the needs of the youngerson.

However, once the young person went to seconrével education it was
recognised that this became more problematic on a dap-day basis due ¢ the

number of teachers involved.

5.4.13 Family Support
Osuppose the family too were good. They were very supportive you know.
7EAT )G6A AA OPOAO AT A x1 OOEAA xEAT EA
you always had family and [name of husband] was tegand you always
EAA EAITEIT U OF OAU OITTE HBEOomthevderex ET T
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ITTu OAUET 8 EO ) OObPDI OAs8 Alkdow AEAT ¢
OEAU xAOA OOPDPT OOEOAh AT A OEAU xAOA E.
(Parent 13)

O0WRe @ AAOT 1 OOAT U xT1TAAOAEDOI EAIT EI U OC
1170 ﬁEAAIE 6 xAl1 OEAU O1 AAOOOAT Ah AT A
(Parent 1)

Parents were of the view that meeting other parents could be helpful but may

not always be helgul, particularly in the early acute stages of the disease.

However, they wereof the view that there was a time and place and were very

willing to give of their time.

O/TA AO ) OAU EA OEAOA xAO OITTATTA 1C¢
down and haveDEA AOD 1T £ Al £FAA £ O EAI £ Al
AAOOAET T U AA OAOU EAPPU O EAIT P ET OE,
(Parent 12)

0! OAATITT AT AAGETT A O All PAOAT 6O EO
Arthritis Ireland is very good. Because if they go along to asfythe

i AAGET ¢cO OEAUSI T CAO OEA AEAIGERUGEAOA
EAAO 1T OEAO PAOAT OO AOEET ¢ OEA OAI A NC
OAAT EOGA OEAO OEAU AOA 116 ET A O1EI
ET £ Of AOET 1T GBaAnankdto dolakd ashk BtRed fatents who

i Au AA ET A 1 1T0A AAOGAT AAA OOACA ET AA

OEAU AAT CcAO AAOGEAAR AT A OEAU AAT CAO
(Parent 6)

5.4.14 Quality of Life: Knowledge and Information

Parents, @rticularly mothers, developed their expertise in recognizing the early

signs and symptoms of a flaraip, ensuring that early intervention took place

and trying to prevent serious®are-upsdoccurring.
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O7A11 xEAT EA xAO AEAEOOO OBHRIOAE IxA CATBWD ¢
i OAE ET &£ Oi AGETI 1T AOAEI AAT A OI EOBEO OF
AAT A 01 CcAO ET & Oi ACET 1 8 31 11 x xA E

involved so now we can look at things with Anon if he shows the slightest

sign of trouble n his joints. Whereas we know we can get him seen very
NOEAEI U8 7A ETTx xET O1 ci O1Th AT A C
AOOAOO xEAOEAO EOBO OIi AGEET ¢ O AT >
else. If the child is playing sports he can gétf or sore, and just general

activities like any other child can. So having the information, which | said

came from support groups, can make it a lot easier for us to be aware of
xEAOBO 1T EEAI U O EAPPATh AT A EAOA 1AO
(Parent 6)

Technical advances and newer treatment regimens for people with chronic
diseases continue to advance. Frequency of admission to hospital has been
reduced for many patients. In the case of parents of children with newly
diagnosed JIA, parents are expedaevery quickly to participate in and be
responsible for the implementation of the treatment regimen. This expectation

can provide many challenges for the family.

Learning new skills, such as helping their child with physiotherapy exercises,
learning the signs of a flareup and providing comfort measures for pain and
discomfort were some of the challenges. Parental ability and competence to

deliver direct care to their child was spoken about by all of the fathers.

All of the fathers provided direct suppat and assisted with oral medications
and physiotherapy. None of the fathers gave injections: feaof being
incompetent, their child was a girl and it was considered inappropriate and
maternal competence were some of the reasons why they did not give

injections.
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5.4.15 Quality of Life: Financial Resources

Referral to regional or overseas consultants for expert opinions and

management can mean a considerable time away from home. Expenses are

incurred and frequently there is a loss of income Parents tried to disassociate

medical visits with negative connotations for their child and associate them

with more positive connotations, if possible with the promise of a treat. This

could take the form of a toy when they were younger, or an item of clothing or a

special event, particularly if they were travelling from a rural area to an urban
AOAAS AEAOGA O1T1T AAAAA O DPAOAT 006 AgbAl

impact on thefamily.

0! AEC A&£ET AT AEA1l EI bAAOh xEEAdthex AO OE
OOAAOI AT Oh AT A O 118 "00 AOAT EE x
obviously the extra costs just travelling about making sure he gets seen,

AT A OEA EZAAO OEAO Ui O AOA x1 OEET C 1 A
make sure he gets the approptie treatment means you earn less simply
becauseyouareseffi D1 | UAAS8 31 EA UIT O AT1T680 xI
(Parent 6)

Depending on disease activity, if the child was ill, public transport was rarely an

option because the young person found it todifficult to walk and needed door

to -door transport. Airport and railway stations were considered to be

particularly difficult due to the long walkways. However, one family whose

child was being assessed in the UK and tried to integrate a short break the

family at the same time, talked about going to a Theme Park where they used a

wheelchair to assist the young person getting around the park. This was viewed

as a useful necessityor the day but emotionally upsetting for the parents as a

possible vision of the future. The humour and the convenience of the situation

was not lost on the youngperson with JIA, who appreciated the fact that

wheelchair users did not have to queue and at the end of the day he returned

the wheelchair and walked away if very slowly.
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5.4.16 Quality of Life: Social Acceptance, Normalcy and Moving On in Life
Being part of the community and endeavouring to participate in community
events was viewed as getting on with life and normalizing the situationOne
father spoke of hs reaction to his child becoming ill and of his coming to terms
xEOE EEO AEEI A6O AEOAAOAL

. oA 2 NN

O7A11 ) OEETE ETEOQOEAIT U TEEA Ui O xAOA

Is she going to be dead in 6 months? Is she going to be dead in a year? And
then will she be able to walk? Will she have a normal life? What will it be
nowz ZET Ah xA ET1Tx OEAG6O0 1 AOAO CIETC
the 100 metres sprint. But those are fine like you know life goes on without
OET OAs8 , EEAh DBERAABGOI A DHADDI DI AEI
OEEI ¢c0O86

(Parent 4)

~ s o~ A A~ N NN

Al OAAAU Ui O ET1 x8 I'TA AAOOGAT T U 111

have a terrible feeling that you know artts OEO AAT AA 1 OAE |

(Parent 10)

0) xAO Al 111U AEEl Ah AOO 1 U wSOEAO
I £ U 1TEEABEO Al ®AA ABAGBA ) A KAIma®O ORG

but, so | kind of OEAOABS8 O Al xAUO AAAbroudd sdIOT Al

oi

61

0" 00 Ui ® ETTx AT UOEEIC OET OO I &£ AAAOE

~
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OO0bbi OA 1T AUAA TuUu AAAADPOAT AA EO A 1 EOO]

(Parent 14)

Adapting to the situation one parent spoke of how their child made light of his

illness with his peers.

O) OAI1 Adhddddt veatyAvery welk he said to mehis friends, mng
i

o
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I EEA OE Az aighly dande©us medical terng and you know he

dealt withit OAOU x Al 1 AU OAUEIT ¢ Oii AGEEI C O
I1Ac TAgO6 OEI A ) OAA Ui Oh AOO ) x1 01 A
x EAAT AGiAKNOdf stuff. He made light of it. And so the kind of

potential social impact of someone in theeer group suddenly being ill, or

—_)  ~

having something different you know seemed to have not really occusréd
(Parent 10)

Fathers particularly spoke of the need for hope in the future, the potential of
new advances in treatment, of having a philosophical stae of optimism and
hope, and just getting on with life and coping with the disease. Young people
told their parents that they wanted to be the same as their peers and not treated
differently. However, parents realized that depending on disease activityhis
was clearly not always possible. Parents spoke of turning a blind eye and giving
concessions because their child was having a flatgp. Adhering to treatment

regimens, including exercise programmes, could be difficult.

Mothers of older teenagers atcollege said that they used text messages to
remind their children to take medications, to get their medication from the
pharmacy, and to go to appointments. The mothers said that they should not be
doing this but they knew their children would forget. They recognised that this
was a period of transition and this was a fornof support which would gradually

be reduced as the young person took over responsibility for their own care.

Parents spoke of the young person with JIA with great pride, that during
adverse circumstances the young person demonstrated strong positive traits of
AEAOAAOGAO AT A xAO bHRneyAspokeOoh their AtOng Aopity/EE C E O/

abilities and how important it was to strengthen these resources.
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0) 060 A OAOEIO0A ®®IT AA Al ATUAGAETOI AT PA
have any problem coping with it. If he can cope with it we can cope with it.
7TEAO AOA xA T AAT O O Ale )y 060 EEO AT,
(Parent 10)

As the young person became an older teenager, parents or another adult still
attended clinical appointments with them. Parents were very aware that
transition was a process and considered they needed to support the young
person at outpatient clinics. They also wanted to hear what the physician was

saying.

O!'TA T EEAR AUIOEAETGEEN CATAAT 6O EO OEAG
wonderful, and | take pride in the fact that she is a fightet EEA OEAGS O

AT 11 ACAh OEAB3O CAOOET ¢AIEEIODOEAD ADDA IE(
stress comes on, the flal@ DO AT | Ah orelpaddd GEA OQAIG®D OAUET
pdOdI1l EAO 1060h UI O ETT xg8UT O6G0A OEAD AIEGH /
AT A OEA xAT 00 OI Al EO86G

(Parent 2)

041 EAOGA AiPAA AO xAl1l OEAGEO xEU )
thatever hadthegx A6 1 1  OAU E they krlovh Dy |EIEHit abod E /&

illnesses or that, think he is just brilliant the way he has coped with all he
EAO ¢ci O AO OEEO OOACA ET EEO | EZA8S
(Parent 13)

5.4.17 Opportunity to Talk with a Researcher

Parents considered their time important. Many of tem were selfemployed and

time was an important and valuable commodity. Speaking to a researcher was

important because it could help others by creating awareness of the condition.

None of the parents had ever had an opportunity to talk to a researcher ait

OEAEO AEEI A0 Ai1 AEOEIT AT A EOO EIi PAAO A]
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5.4.18 Summary of Results of Interviews with Parents

In-depth interviews with parents of young people with JIA were undertaken.
Parents spoke of their shock, disbelief, fear and ai@ty at the time of diagnosis
but relief that the disease could be treated. Endeavouring to reduce the impact
of a flare-up, and vigilance for signs of symptoms of the disease, became normal
part of their daily lives. Developing contingency plans for clmging contexts and
circumstances to cope with this unpredictable disease also became normal for
parents. Endeavouring to access resources and services and the need for co
ordinated care resonated with all of the parents. Recognition of the practical
difficulties that children were encountering and pride in their efforts to adapt to
particular situations was a major theme. Education, school services and future

prospects were frequent issues.

Social support from family, friends and others was influentialin assisting
parents cope and adapt to the situation. Socialization as an issue was
considered very important. Parents spoke of their children disguising their
OUi POT T O 1O OPAOGOET ¢ OEAI 1T £Z&58h OOAE
acknowledgedthat the newer biologic medications had improved the quality of
life of their children. However, parents had strong safety concerns relating to
the longterm adverse effects of these medications that their children were

taking.

5.5 Results of Interviews with Consultant Rheumatologists and
Rheumatology Specialist Nurses

Two rheumatologists and two specialist nurses working in the Atlantic corridor

of Ireland were interviewed. All of the interviews took place in their workplace.

The interviews lasted onaverage 40 minutes. Prior to the interviews taking

place the topics scheduled for discussion were either discussed with the four

clinicians or sent to them for consideration.
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55.1 Diagnosis

At the early stages of the interviews the clinicians spoke albib the disease of
juvenile arthritis, how it presents and its impact on the body. Physicians spoke
of how difficult the condition of juvenile idiopathic arthritis is to diagnose as it
mimics other diseases. Even in the best international centres with thibest
facilities it may still be difficult to diagnose. Clinically, it was recognized that
there was a need for a strong paediatric input to the management of the disease

in children.

The clinicians also had extensive experience of caring for adults witkrthritis.
A4EAU ET AEAAOAA OEAO OEA AEEI AOAT xAOA 11
disease were different in children than in adults. So also was the treatment.
Referral delays to the rheumatology service could be due to the lack of visible
signs and symptoms and the lack of complaining by young children.One
rheumatologist suggested that firstline physicians who were nonspecialists in
the area of rheumatology may not always have the proficiency to do
musculoskeletal assessments in children.This delay in diagnosis could also
cause a delay in referral to a specialist physician.
® &£ OEA AEEI A EOI 860 1EIDPEIC OEAUBOA A,
IEID EO OAAI O O OOECCAO 1 #& A OAEAO
OE A O A 8oDchrAnic icHartge. They may have arthritis elsewhere that
AT AGT 80 cAd PEAEAA ODP

(Consultant)

Delay in referral can also result in potentially avoidable irreversible changes or
damage to the joints occurring in the intervening period prior to being trated

by a specialist. Early diagnosis can prevent the occurrence of this vista.

041 AAU OEA xAU xABOA AAT A O 1 AT ACA A
diagnosis the better for the patient, and the key is we can prevent damage,
AOO xA AMAIO EAEE AD®D AN O8 'TA EOG6O0 OA
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particularly in adults that if we diagnose people early and we get them the
OEGCEO OOAAOQI AT O AAOI U OEAU Ci teBdd O1 OA
AEOAAE]I EOUB 11 A OEA GHe® forQtie bt ©f thdif A A A
i EOAO8 4EAUBOA CiETC O AA AAIA O x
OEAU x1 160 EAOA PAET AT A OOEEAOETI C838
(Consultant)

Reactions to the diagnosis were manifold. However, shock and denial were
frequently manifested. Theteam endeavoured to assist families to understand

and cope with the situation.

OsATEAl EO A AEC ZAAOT O ET OEA AAOI U
[parents] cope is helping them to understand the diseaseaynderstand the
AEOAAOA DPOiI ARADOOS8G

(REN)

AGPbAOEAT AA EAOA EO PAOAT OO EOO /
80 AOGAT ACOAA O

ODEAABOEAU xI
certainly not going to acc A OOAAOI AT 0856

(Consultant)

Clinicians acknowledged parents needed time to take the diagnosis in, have it
explained and have it confirmed before they could ask questionsAvoiding
overload of information at the early stages was acknowledged as vemportant
as families had difficulties processing it. It may take a few visits to the clinic

before they were able to ask probing questions.

O4EAUBOA ET OEIT AEh AT A EOGBO0 111U xEAI
time that they have the questions for youBecause the first time really is,

OAOA UT O OOOA xEAO OEAU EAOAR AT A AOC
OEAT OEAU ¢i AxAuUh AT A OEAU AOE 1 OEAO
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ETTx O 1l AAT AU xEI EAO EO6h AT A OEAU b
Al OA xET EAO A Ui O0i ¢ EEAh AT A EOE0 Ol |
(RSN)

Once the parents started to process the information and started to accept the
situation it seemed that there was a real and searching need for information.
The shortterm and longterm impact of the disease, the impact of all
medication and treatment modalities were scrutinized.Concerns relating to the
minutiae of current daily life, to career, work and family issues in the future
were raised as parents endeavoured to understand the ranmfations of this

disease for the young person and the extended family social network.

O- AREAAOEI T Oh CITETC O OAEITIh xEII
playing, doing sports, interacting witty having kids themselves? | mean
OEAOGO ET OQEAAOOBERAA 10 OEA OAOU AAC

their fertility and then how will they tell other kids, what should they tell

OEAi OEAO OEAU EAOA AOOEOEOEO OEAU OE
ATT60 OAITT OEAI OEAtelGeadners, and yphkndOh 1T O
OEAOB6O i1 001U xEAO OEAUBOA xi OOEAA AA]
(RSN)

The specialist nurses, recognising the difficult path that the parents and their
children were negotiating, spoke of the expertise of the specialist physicians in

asgsting families come to terms with the situation.
6! AOi 1 O6AT U OOPAOA xEOE OEA AEEI AOAT h
into it very well8 6

(RSN)

The consultants considered juvenile arthritis to be potentially very serious but if

managed well it wasnot the worst condition to have.
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O/ Eh EO6O0 A PAET £01 AT 1T AEOCEIT ET OIiI A b/
DAET EOI 60 A EOCA EOOOAh AT A 11060 1T &£ OEX
would be on present function that the patient can go szhool, be part of the

family, play their sports in order that they have the optimum education so that in

AAOI OETTA Ul O ETT x OEAU6OA OOAOOEI C 1 EE
PDAOOT T AAEET A OEAEO PAAOO AT A TAAAAA O

(Cansultant)

The clinicians considered that being proactive and complying with the
treatment plan would allow the young people to feel better and would reduce
OEA EIi PAAO T £ OEA AEOAAOA 11 1T OEAO AODPAA

09106 ETT x EMAMOHEEEOH >EMIO ADDO AT A0 EAOG/
The important thing is not to ignore it but to manage it. And to take a

proactive step rather than running around flailing in the wind hoping it

Cil A0 AxAU 11 EOO 1 x186

(Consultant)

not facilitating the child by giving them notes to come off PE and notes to

AA T ££ OEEOh AT A AAT 80O Al OEAOS ) 06 C
x OEOAS8 7A ATT1680 1 AEA T GHOA CEBRAI OEMARIT Mz
TT60 AA DPI AUET C £ 1 OAAI 1 8 )y £ OEAU AIl1
Oi Pl AU &£ 1T O0AAITTh3AOO EOB8O 110 AAAAOO,

(Consultant)

Specialist physicians, acknowledging the impact of juvenile idiopathic disease in
the past,were very optimistic about the future. Not only were the medications
improving quality of life, there was optimism about the potential of gene
therapy in the future. However, the team was concerned with adherence to
medical and physiotherapy regimens irorder to avoid residual problems of the

disease.
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®ve know the down side of not getting the medicines is that the arthritis is

active and you get permanent damage. We know the upside of taking the

i AAREAET AO UT O AT160 EAOA OEAD@erm! T A A
consequence to most of these medicines and you just have to explain that.

91 6 ETTx UT O AAT60 AA AAOI 1 OOAI U AAOO
are certainties about not taking the medicine, that you do have long term
impact...Anda lot of them will get medicines that will keep them well until

OOAE OEIi A AO OEAOA EO A AAOOAO I AAEAE]
(Consultant)

55.2 Young People

Getting to know the young people, building a rapport with them and their

families and explaining to them the diseaseand its management and the

individual plan of action for each patient were recognised as being very

important by the whole team. This needed to commence from their first

meeting.
O4EA AAOAAOGEIT OOAOOO OAAITT U xEOE OE!
and you get to know your patient through doing education with them. You
CAO Oi Elix OEA DAGEAIAG OFADGORAMRAG
absorbing, and what understanding they have of the disease, and how you
OEETE OEAUBOA Ci ETCEXAORIAl Ad | D1 EAT O x|
(RSN)

The young people did not always complain about pain or discomfort. They

needed to be asked very precise questions to elicit information from them.

Following an assessment for pain, an appropriate course of treatment would be

recommended br the individual young person.

Othink the thing is to assess exactly where the pain is, and what type of
pain it is. And once you get a handle then of where it is and ask the
questions: is it day, morning, noon is it after sport, before sport, wonse o

rest, worse on activity, and find out what it is, and then if you have a good
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knowledge of what drugs you have available, their side effects, and then

decide, well, will they be reliable taking them? Are you better off to give

them one tablet to take irthe morning, or is it one tablet three times a day

or will they be reliable enough to take them or will it affect their schooling.

7EIT UT O EAOGA O1 AA OAT AET ¢ OAAI AOO EI
(RSN)

Uveitis, an inflammation of the uvea of the eye, is associated wijuvenile
idiopathic arthritis. An adult with this condition would most likely be
complaining of strong pain. Children may be aware of some visual disturbances
but rarely do they complain of pain. Eye examinations need to be done
regularly in young peqle with JIA, particularly certain categories of JIA, to

preclude or monitor this condition to avoid serious eyesight deterioration.

O+EAO AT160 ATibIAET O1 OEA ATIi111AC
Al ET AT AOOs8 31 OEAOG0 A DO PADART 81 @
OAA OIT 1 OAE 1T &£ OEAOS ) 060 EOOO DPEAE

getting them on disease modifying drugs early is a kincaddey there. And
thankfully we have very good ophthalmologists here and fairly quick access
ff O OEA EEAOS 31 OEAO08O A EOCA piI 008

(Consultant)

The rheumatologists spoke warmly of their patients and acknowledged that
AOAOQUAT AU xAO 11 zthe cadd tdak Qliepatignts & faniliks
Over time the young people tended to be very knowllgeable about their
disease and sometimes had new ideas and suggestions about improving the care
for themselves and others. They indicated also that the young people would
endeavour to calm their parents and allay parental anxieties, demonstrating

greater psychological maturity than their years would suggest.

By and large | think when kids are very proactive about their disease they

do great, and like | say they tend to know more than their parents. They
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end up calming their parents down, and doing vewell. So it is with

diabetes where the kids actually know much more than their parents know,

AT A O1T 1 AOEI AO 11 0A OEAT OEA Al AOI
OEET ¢8 ) AI160 OEETE EOBO0 A AAA

who learn mae than me. But they adapt their life to it, and they figure out

00 A
OEEI

ways and means of doing it. Sometimes they come up with bright ideas

OEAO xA AAT CEOA OiI 1T OEAO EEAOS
AT A TECEO AA EAI DAOI tualy Gesel @k Ao
AOAAEOEOI OGCEO ET EIT x xA 1T AT ACA OE

(Consultant)

55.3 Medication/Treatment

Learning about the medications, the dosages, the times to be given, the route to
be given and understanding how, why andvhen the prescribed medication
works takes time. During a flareup, some young people may be on more than
six daily oral medications and perhaps eye drops also. Being able to see
immediate improvements can assist with the compliance to regimensSome
medications take longer to act as they need time to build up in the gg$n, and
consequently patientsmay not perceive positive results for a few months.The
young people and their families needed to understand the action and
interactions of the medications. Often parents were fearful about some of the
medications. They had consented to the medication but reading the literature
accompanying it was not always reassuring. The physicians were aware of

these fears.

O!/TA OEAOA8O A AECO AARDBDA AAAOGEIDOBD

091 €
EEA
AOCA

POOA

a lack of knowledge, and people just hear the word chemotherapy, which
OAOO 1T &£& A1l OEA Al Aoi AAI 1 Oh AOO OE?

really good drug for kids with arthritis, and it works really, rebl well, and
EOGO | OAE OAEAO OEAT 1T ATU T &£ OEA

(Consultant)
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Methotrexate is a medication that is commonly used in the treatment of young
people with juvenile idiopathic arthritis. It is administered frequently as a

tablet, which is yellow in colour, or by a subcutaneous injection. The specialists
were all very aware not only of the physical side effects of the medications but

also of the psychological side effects of them.

dhey have psychologists in the States whoottour yellow desensitisation
programmes because kids have phobias just with the colour yellow because
I £/ OEA 1 AOCETI OOAAOAS 31T Ul 6 ETT x

ignore, and we need those services. We probably could do with some

counselil; OAOOEAAOh AT A 110 EOOO A& O EEAO

(Consultant)

The need to avoid or reduce the physical and psychological trauma was very
important. The specialists recognised the likelihood that the young people
would be on some of thee medications for protracted periods. Monitoring of
their blood on a very regular basis is part of the treatment. The procedure
requires the use of needles to take a sample, which children can find traumatic.
Young children were particularly vulnerableto being traumatized.

O0!'TA OEA Ui O1T cCAO OEA AEEI A ) OEEITE

OEAU AOAh OEAO xA AT160 OOAOI AOEOA

y60 AT A xEAOAOGAO Al OA xA Al 86

(Consultant)

554 Communication

The specialistteam is a small one, and consequently tgeget to know the young
people and their families well. The specialist nurses took a very particular
interest in their patients and families and were aware of important family

occasions such as communions and comfiations occurring.
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04 EA O@AtiEfs basically stay the same. So you get to know them

f DPAOEAT OOYS8 91T 6 CAO O1 EiTT x OEAEO £AEA
Communion coming up or Confirmation.

(RSN)

The physicians acknowledged that the spmalist nurses spent more time with
the patients and their families and had greater potential to build up stronger
personal relationships with them. Development of an understanding and
rapport with families had the benefit of assisting the families to bemore
comfortable in asking questions.The physicians acknowledged that depending
on the circumstances sometimes it was easier for the families to talk to the

specialist nurses than themselves.

O07A1 1 OEA 1 O000AO Al A 11 Oltsbfmedatri®l OAT 1 |
patients. They probably get on better with some of the families than the
AT AOT OO0 AT And malybd thé nudes thadydbe able to get more
OOA&EOI ET & Of AGETT OEAT xAd11 CAO

(Consultant)

The specialist nurses noted that the parerst may have accepted the diagnosis
but they were always on the alert for new information about juvenile arthritis.
This could be on the Internet or from friends in other parts of the world.
Parents very often would contact the specialist nurses by textptcheck out or

verify something that they had heard or read.

pO8O EOOO Ai AUET ¢ xEAO OEAU "i1iciA A
talking, or they might have been in the States visiting somebody else and

OEAUGA AA OAUET ¢ xA EAdikztiey thikkthatAOOC E
)y OAT ATA EO OAAITT U ZEZAO AAEET A UT O ETIT x
AOO xA OAEA xAd611 OOU OEAOA EEOOOG6 AT

drugs are available here, and they can be more reassured that if what
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OEAUBOAT AOT1 80 xi1 OE OEAO OEAU xElI1 EAO
i AET OEET C858
(RSN)

The team agreed that the physicians tended to do more of tltgecision making
relating to medical treatment, while the nursesspent more time with the

families and hal a strong interactiverole with families.

O) OEETE xA OAT A O AT 11TO0OA T &£ OEA AA
the diagnosis, this is the medicine but there is probably more holistic
ET OAOAAOET T AAOxAAT DAOAT OO Adis 1T 6000/

who can spend another 15 minutes with them where we might have spent 5

i ET OOAOSs )y OEETE OEAOG6O0 OAOU EI BT OOA
PEITA OAOOEAA xEEAE UIT O EITTx AOET CO |
certainly a feeling for parentsDQCOAAO 11 x xA AAT AT 1T OAA«
DOl Al Ai 6856

(Consultant)

The quality of the interactions between patients, families and clinical staff is
critical in the provision of appropriate care. The team were aware that at times
the young people four it difficult to discuss their situation and acknowledged

this could be problematic.

&£ EEAO AT1860 OAlIl OO0 xEAO OEAEO DHOIT A
xEAOEAO EO6O0 A MEAAO 1T &£ OEA 1 AAEAET An
how their arthritis is going to do over time, fear about exams, concerns

about being able to play with their friends.You know these are real

AT T AAOT O &£ O EEAOS "00 O1 i1 AOGEI AO OEA
AT 1T AAOT Oh AT A EOB80 &sArow mud idpaddibeseOT AD-
OEET O AOA EAOET ¢ ET OEAEO 1 EOGAO O OE|

(Consultant)
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5.5.5 Culture

One clinician, having gained experience working in North America, spokef

some cultural differences theyhad noted. Parents in Ireland appeaed to be
intimidated by consultant physicians, while this was not theirexperience in

North America. Also, @rents in North America appeared to be more accepting

of the disease and of the treatment protocols. In Ireland parents indicated that

they did not want their child to have this condition and they had significant
AAAOO AAT 6O OEA 1 AAEAAOEIT O8 4EEO xAO

5.5.6 Young Adults and Transition from Juvenile Services to Adult
Services
All of the specialists agreedthat moving from juvenile to adult healthcare
services was considered a process that required sensitive management. Parents
needed reassurance that the young adult had the capacity to take control of the
situation and be independent. The specialists wereaware that taking in
information at clinics could be problematic and from a helpful resource point of
view it could be useful to have another person with the young person for

company and to verify information.

The team was aware that parental concerns we related to the young person
lapsing into a flareup without the usual trigger reminders regarding their
medication and possible damage to joints as a lorigrm consequence of the

flare-up. The parents needed reassurance that the yog D AT BT A Atl &1 A

Al T1TA8 OOAAAOCOAEOIT U AAAEI OA OEAU xi OI A ¢

The specialists spoke about the very involved care of the parents over a long
period and their possible sense of isolation and exclusion as a result of them not
being able to provide reminder tiggers for the young people as the
management of the disease may have changed. This role change could be
difficult for the parents to come to terms with. The young person, however, was

the patient and the longterm relationship was going to be with the @tient. The
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overarching point made by the team was that transition to adult services was a

process and should not be an abrupt departure from one service into another.

® OEETE AO 1117 ¢c AO OEAUBOA 1 ACAI T U AR
parents reed to be involved. | think two heads are better than one. But yes

xEAT OEAU AAAT T A ET AAPAT AAT O Ul O EAOA
want your Mum and Dad in?2$ 1 UT O xAT O Ul 60 - Oi ATA

1T A OEAT ) O0DPDI Olkgall Bubjdst ybu kfow Aotthel | A A E
sake of the patient, and getting as much information from them that we
AAT EAI P OEAI xEOES )y O©O0bpbPi OA EOGGO

independence, and some confidentiality too.

(Consultant)

The need for flexibility, being able to adapt and adjust to particular

AEOADI OOAT AAO xAO Ai 1 OEAAOAA O1 AA DPAOO

the specialist team.

031 OEAOA AOA EOOBAOR AT A xA EAOA Ol
plan and the approach dependingonwitvt® ET OEA OIT 11 h AT A
(Consultant)

As the young people got older, new issues emerged. The team endeavoured to

manage their care to allow them as normal a young adulthood as possible.

O4EA OOAT OEOEIT EO ) OODPDI Gheenhge OA AE.
years as to when they get to 19, 20, 21, and they want to go to Australia for

a year, or they want to go to America for 3 months, and they have
medications that they need to bring with them, or things like drugs or

alcohol or having babies and #se kinds of things come on board. EA 08 O
where we really start to run into a more of a | suppose a socimedical

issue as much as anything else. Because the issues change, and the needs
AEAT CAh AT A DAOGEAT OO0 AAATIT A 1 1inDA ETA
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their parents involved in some of these decisions as they get to young
AAOI OEI T A8 'TA OEAO AAT AA AEZ£ZZEEAOI O
the States, but youngregnancies in High School and things are a big issue

for juvenile arthritis in the States, a much bigger issue than here.

(Consultant)

Another Consultant described his experiences of the process of transition for

the parents. Referring to the parents:

O4EAU AEOADDPAAOS 4EAU AEOADPPAAON
appropriately. 11 EEA O OEET E EO8O AAAAOOA OEA
are doing with the child is appropriate and the child is now reaching

ET AADAT AAT AA8885

(Consultant)

5.5.7 The Healthcare Service for Young People with Juvenile Idiopathic
Arthritis
The rheumatologsts were very clear that the medical treatment of JIA had
improved significantly over the years. Newer medications had reduced joint
damage and disability. Some parts of the servicavere very good but other parts
were less than optimal. Rapid access mther consultant services, for example
orthopaedics, ophthalmology and laboratory services, were very goodThe In-
patient rheumatology service had decreased and the outpatient service,
including an intravenous therapy day ward, had increasedHowever, there was
a deficit of paediatric physiotherapy, and occupational therapy and psychology
services were underresourced. There was a great need for more education and

different approaches such as group clinics for the young people.
0! O OEAOQI A Olow whatBdddd.OWexhave B stepped approach.

7A60A AT i £l OOAAT A |1 AEET C OEAO OOADP Ob
x] OlA I AEA OEEIT CO A 1106 AAOOAO A O OO0
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07A EAOA A AEC AAZEAEO 1T &£ Al1EAA EAAI
knowledge dcE AEO xEAT EO AT 1 AO OI EOOATEIA

our biggest barriers to car8 6

(Consultant)

The clinicians acknowledged that the young people were not assessed for
quality of life issues. Education and training in this area would be helpfl.
Quality of life assessments had been introduced in adult services and had

proved significant.

@robably the one thing we fall down on with kids is we probably need to

assess them a little better in terms of childhood assessments for quality of
life, AT A ET x OEAUGSOA 1 AT AGCET Ch AT A EIT x

AT ET¢C OEAO A& O AAOI 008 ) OEETE

more in adult rheumatology. But we probably could do with a bit more

e

help, and training for that, or for simil® | AAOOOAO &£ O EEAO8G

(Consultant)

The rheumatologists spoke strongly about communications between Primary
Care givers and others.Delays in communications not only between external
services but also internal services were not only frustrating but they auld
impact on patient care. Communication services needed to be brought into the
21st century with the use of real time data and other electronic medical records
communications systems. The current services could be frustrating.

@i Ui O Al 1 &6 mdatAsidk yolridictatell letter to come out,

and all these kinds of things that are 40 years out of daité

(Consultant)
Financial control relating to the provision of services was not in the control of

the clinicians. The rheumatology service coulthe improved according to one

physician if there was more collaboration between the financial control decision
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makers and the frontline decision makers, as this could result in more effective

use of resources.

O4EA PAITPI A xEI AAOCOKRIOB REOCAABAS Al I
credit they should do from the people who run the system. So as a result we
EAOA PAITPI A xEI ATT680 ETTx EITx O O
decisions about how everybody else should do their work rather than the
peoplewhoknowe I x OT 1 AEA EO x1 OE88

(Consultant)

55.8 The Role of the Team

The team were of the view that the service that was being provided was not
perfect but it had a lot of positives. They acknowledged that they were a small
cohesive team and they enjoyed workig together. Specialist physicians were

very optimistic about future treatment modalities.

Often families would know their physician or specialist nurse for many years;
I FOAT OEAU x1 O A EAOA OOOAOAIT I AAupoEA AEE
the disease or other crises related to the disease. These connections were

strong.

The role of the nurse revolved around coping primarily with the patient and
with the family, and linking with the consultants and other members of the
allied health care teamsuch as the physiotherapist, the Occupational Therapist

and others in the multidisciplinary group.
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5.5.9 Summary

The main issues to emerge from the interviews with the specialist physicians
and specialist nurses, when asked about the quality of life gbung people with
JIA, related to the care and management of the young people and their families.
The treatment issues were often complex. Navigating the young people and
their families through the disease trajectory, which was not always linear, the
team encouraged the young people and their families to lead as normal a life as
possible. The team endeavoured to instil an approach of acknowledgment and
acceptance of the JIA, to be proactive in its management, and to enjoy life.
Specialist paediatric allied health services needed greater resources. Updating
communication services of medical data needed to be prioritized urgently by
economic decision makers. As the young people grew into adulthood the issues

changed and the problems and challenges wergfigrent.

The problems associated with JIA were mainly manageable, although some were
very complex. If one medication did not work others would be tried Clinicians
associated medication efficacy with improved health status. Improved health
status was aligned closely with improved functional status with a resultant
improvement in quality of life. An unfortunate reality was the sideeffects of
medications. Minimizing trauma to young people due to invasive procedures
and the sideeffects of medicationswas given a high priority by all of the
clinicians. Goodcommunications with the team were necessary so that the

i ATACAI AT O OACEI AT AT OI A AA AAAPOAA OI
and flare-ups and damage to joints and eyes could be reducedlhe young
people themselves often had ideas and suggestions on how to improve care for
themselves and others. Learning about the disease and its management were
ongoing and required continuous updating, not only by the young people and

their families but also by healthcare providers including the specialist team.
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Findings:
Issues that emerged from exploration of the QOL of young people with arthritis
study. The purpose of the diagram is to indicate the key issues of the 3 groups
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Figure 5.2: Demonstrating Convergence and Non -Convergence of

Findings
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6 DISCUSSION

6.1 Introduction

The aim of thestudy was to explore the health related quality of life issues of
young people in Ireland with the auteimmune disease of juvenile idiopathic
arthritis using a predominantly qualitative naturalistic approach. The study
documented the views of young peom@ with JIA at five locations and the views
of parents and clinicians in one geographical area in Ireland. Survey results and
interviews with parents, clinicians and young people provided deeper richer
understanding of the context, quality and reality of he lives of young people

with JIA from the perspectives of these groups (Green et al 2001; Feilzer 2010).

The incidence of the disease is approximately 1 in 10,000, and the prevalence is
1in 1000 (Friswell 2004; Ravelli & Martini 2007; Beresford 2011).In Ireland in
2006 there were 280,080 young people aged 128 years (CSO 2006). Using the
Central statistics office figures the estimated number of young people with JIA
was 280 approximately. Interpreting the physician survey the minimum
estimated numbe of patients with JIA aged 1218 years was 130, the maximum
estimated number was 415 patients with a mean number of 273 patients with
JIA aged 1218 years. The total number of young people to be included in the
study meeting the eligibility criteria of age and a diagnosis of JIA for 2 years or
more was forty-eight. This number was significantly lower than that expected.
The total number of questionnaire respondents who had JIA was twentyine
(response rate 60%). This small sample of questionnaire respdents had

implications for reliability and generalizability of findings.

In the preliminary stages of the study the conceptual and philosophical
frameworks underpinning, structuring and supporting the study were

considered. A pragmatic approach was clsen as the method to answer most
AEerRAAOEOAT U OEA OAOAAOAE NOAOOEITT j4A0E
2009). Using triangulation allowed for integration and interpretation of these

findings (Jick 1979).
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Many of the underpinning health promoting strucures were steadfast
throughout the study, for example the Ottawa Charter (1986), but the
significance of other supportive concepts evolved and developed in depth and
breadth during the course of the study. An example of this was the concept of
health protection, with social support and resilience evolving in the study from
this concept. Adaptation emerged as the central unifying dimension across the
study. This included adaptation to the disease, the treatment regimen and to life

with juvenile idiopathic arthritis.

Chaptersix is divided into three sections.

Section one discusses findings of the study:

The impact of JIA on the bigpsychosocial weltbeing and quality of life on a
young person with juvenile idiopathic arthritis (JIA); the impact of JIA orfiamily
quality of life; the impact of social support on quality of life; the organization of

care and; the transition to adult services.
Section two considers:
The supportive structures underpinning the study and research methodological

issues.

Sectionthree examines:

A proposed model of care for young people with JIA.
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6.2 Section One
6.2.1 The Impact of JIA on the Bio-psychosocial Well -being and Quality

of Life on a Young Person with Juvenile Idiopathic Arthritis (JIA)
The quality of life of young peote with the chronic disease of juvenile idiopathic
arthritis in this small scale exploratory study compared positively with a peer
group without JIA. The questions asked of the young people related to the here
and now, and also several other timeframes whin the previous 12 months. The
young people related that they were happy and could do all the things they
wanted to do, including meeting and having fun with their friends. They wanted
to be the same as their friends and treated the same way as theiegrs. This is
consistent with findings from other research with young people (Blum et al.
1991; La Greca 1992; Shah 2001; Rechner 1990eekes & Kagan 1994;
Woodgate, 2005).

Acknowledging the difficulties but despite having difficulties, parents too
conddered that globally their children had a good quality of lifeThis included
not only their physical and health related quality of life but also the social
dimensions and social realities of the lives of their young peopleClinicians
acknowledged the conplex health issues that many young people with JIA had,
however from the perspective of many years in clinical practice they were of the
view that the health outcomes, functional status and quality of life of many
young people with JIA had improved signi€antly during the course of theirown
clinical practice life-time and were projected to improve into the future as a

direct response of the awilability of newer medications.

Juvenile idiopathic arthritis, like many chronic diseases, can require ongoing
management over a period of years or decades (WHO 2005). The illness was
unpredictable for many young people who participated in the study, with the
consequence that the disease trajectory was not always linear.Physical

function, global health assessménand fatigue are important constituents of
rheumatology assessment (Khanna et al. 2011). Monitoring for early signs of a

flare-OD AAAAI A OI OOET A ET 1 OAAO OiI BOAOATC
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AT T x1 6up. Rapdd@aAcalation of symptoms requiredapid mobilisation of
resources to suppress the flaraup. This required ongoing surveillance and a
high level of vigilance by family members, usually mothers, to prevent or
minimise such an event or reduce the possibility of complications of a flanep.
In this current juvenile arthritis study one parent spoke of recovery time from
an acute flareup being protracted, taking 612 months to return to the level of
energy prior to the onset of the episode. This had significant implications for
the young peison and their family including absences or reduced number of
hours at school. Loss of school hours would have to be made up and these
would impact on leisure time activities. All of the parentsn this study were
working consequently time away from the work-place caring for an ilichild or
attending a health appointment had financial implications due to loss of

earnings.

Living with juvenile arthritis meant living with the challenges of fluctuations of
wellness and illness The acuity of the illness the frequency of the flare upsand
the response to treatmenthad implications not only for the quality of life of the
young person with the illness but also for family quality of life. This is
congruent with findings from Donnelly (1993) and Patterson (20@) who refer

to the ever-changing continuum of living with a chronic disease and its inherent
instability, creating within the person with the disease shifting perspectives of
wellness, periods of illness and periods of acute exacerbations of illness. The
dynamics of the disease can have consequences for family members with and
without the illness, causing uncertainty in the home environment for family
members due to the loss of the normal routines of family life. The dynamics of
family situations can beome more complicated as some children try to hide
their pain and distress in an effort to cope and to avoid being a burden to the
family (Altschuler 1997).

These fluctuating perspectives can also be impacted upon by other variables

including the disposition of the person and their response to the situation. For
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example, an individual response may be to take control of the situation (Barroso
pwwvdpttq AT A OEEAO OOl I A OEAOQEI [
AEOAOI OOAT AAOGBh OEOO E Ath® BrldegredS Eof thex AT 1 T /
wellness perspective to the foreground of their life and the illness perspective

or degrees of the illness perspective to the background of their life. This

strategy was noted to be used from an early age by some of the young pe&ojpi

the study. Scheier et al.(1986) suggest that this adaptive problemfocused

coping strategy is associated with the disposition of optimism. Nes et al.

(2005), discussing this concept, suggest that optimists may persist and try

harder to attain their goals despite adverse life events and other obstacles along

their goal pathway.

Many parents spoke of the difficultiegheir young people had in disclosing their

arthritis to their friends. Juvenile idiopathic arthritis is frequently invisible or

not immediately obvious to those who are not specialists in the discipline of
rheumatology, consequently the young people had options whether to disclose

to others that they had the condition. There was also the possibility that they

treated it like a temporaOU OET OAOOOPOEI 1868 EIT OEAEO 1¢
disease (Charmaz 1997). Concerns relating to being treated differently by their

friends were strong considerations in their ambivalence to disclose. Patterson
jcnnodtepg OOAOAO AORGGAN 1TEHO ApmH OOETEQ &l
OEA Al 1T &£ EAO OEAO OEEO EI O EAO £ O OEA b,
OO0O0&EEAOCET C ET OEI AT AAG6 E1T A bDOAI EA OEOO
frequently an invisible and silent disease also hasmplications for young

DAl Pp1 A6O OAlI OAOAT AA OF AEOAOOO OEAEO E?£
perceive may not understand the situation. While the young people stated that

they wanted to be treated the same way as their peers, their parents realed a

more complex scenario. Low stamina levels and fatigue, for example, were

issues that parents were aware of but did not necessarily want to draw the

uir ot ¢ pPpAT PpIi A6O AOOAT OETT OT 8 )T OOAAAR E
Uil 61T ¢ DPAT bl ABd ipatioh BIGHeIO nedds) forAdxald) pacing the

uir 61 ¢ PpAOOTIT60 AAUu AU OAAOAET ¢ OEA 1 0Oi AA
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amount of walking the young people had to do by giving them lifts and dropping
them off to the nearest point of entry to buildings All of the parents and the
clinicians spoke of the importance of the young people mixing and meeting with

their peers and being as socially active as possible.

Parents made the point that when their children were ill they were frequently at

home and irteraction with peers was more limited. On return to school their

AT TAEOEIT EAA EibpOi OAA AT A OEAU xAOA AAI
APDPAAOGET ¢ O1 1T Of Al 8 | 300A éuGybstsghatieer@gers - AE A
with a chronic disease oftentty to keep up appearances and behave in a socially
AAOEOAAT A xAUu ET Al AZ£EZ£EI 00 Oi ApPPAAO Ol
also on the impact of deviations from the normal, such as chronic disease, and

the potential for associated healthrelated stigma (Goffman 1966; Bury 1982;

Charmaz 1983; Bury 1990). The interviews with parents revealed a more

nuanccd DEAOOOA | £ OEAEO AEEI AOAT 60 1 EOAOS
DAOAT OA1l AT A AEEI AOAT 60 PAOOPAAOEOAO OEA
OAOGAAT ET ¢ AOPAAOO 1T &£ AT OE OEAEO AEEI AOAI
AEE]I AOAT AOA OAOGAAT ET ¢ OEAEO ODPOAI EAS EA
Normalizing the illness can foster adaptation, it can also have the effect of
minmUET ¢ OEAAT OEOU OPOAAASE AT A bpi OAT OEAI I
associated with the illness (Strauss et al., 1984:81). Scambler (2009:1) states

OEAO OOOECIH A EO OUPEAAI T U A Ol AEAI b C
characterised by exclusion, €jection, blame or devaluation that results from
experience, perception or reasonable anticipation of an adverse social
EOACAI ATO AAT OO A DPAOOIT 1O c¢coOi OP6s8
discrimination. The stigma can be felt/perceived or enacted. Carteet al,

(2011) suggest that stigma is related to social unacceptability, and negative
OOAOAT OUPAOS 1T EENAT jpweoq OAEAOO O1 O
EAAT OEOU E A OlIntdrdsiinply, i® hi® duteht AtAd§ tere is evidence

to suggest that the young people were aware of their public identity and were

trying to protect it by normalising their lives as much as possible sometimes at a

physical cost to themselves. It could be suggested that their global quality of life
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was given piority over their physical health in some situations. Kelly
(1992:391) comments on the difficulties of personal identity and the dichotomy
I £/ OEA OOAT OEIT AAOxAAT OEA DPOEOAOA OAIl E
with a chronic illness. Parentssuggested that their children demonstrated
maturity beyond their years compared to other siblings in the family. It is
possible that young people with juvenile arthritis in this study developed at an

earlier age than their peers to differentiate betweerOEAEO ODPOAT EA EAA

AAEOOOI AT O O1 AT ET OAAOGOA AOAOUAAU 1 EEA
with JIA which provide complex challenges for the young peoplto adapt to and

cope with on an ongoing basis.They require also that health care providers

appreciate these complexities and challenges in order to assist and support the

young people to manage and adjust to their circumstances (Ostle et,£009).

Jenkins et al, (2001:8), disaussing factors that promotepositive mental health
AAOGAT T Bi AT Oh AARAZET A EO OOAdElahddfiddur OA DI
own worth and the dignity and worth of others, the ability to think, perceive and

interpret, to manage life, to communicate, initiate, develop and sustain mutually
OAOEOAUEIT ¢ PAOOITAI OAlI AOGEI 1 OEEDPOG 8 4 EA
Al 01 AT AAPOOI AGAA ET OEA AAACA OOEAOA
Parents provided many examjfes of their young people endeavouring to

maintain their psycho-social wellbeing and promoting their mental health

despite numerous challenges.

-E1T U880 jpwwgcg AiTAAPO 1T &£ OEAAI OEU EIl D/
skills and strengthening persmal cognitive coping resources, such as optimism

and a sense of humour, in order to optimise their life opportunities. An informal
observation of the researcher of the young people who were participants in the

study was that they were very ceoperative and articulate. The questions asked

by them of the researcher during formal and informal interactions were

searching and direct, requiring an open, honest and direct response.
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During the interviews with the parents of the young people with JIAfrequently

and without prompting, they compared traits and attributes of their child with

arthritis with other children in the family. Interestingly, it was not clear from

the survey questions and resultan this study, of whom didthe young people

with arthritis use as a frame of reference or as a standard of comparison. This is
significant because there is no clear baseline, no previous point of reference for
comparison (Rapkin & Schwartz 2004). It is possible that they compared
themselves with their prior functioning. Eiser and Morse (2001) reviewing the

literature relating to inter-OAOA O OAI EAAEI EOU 1T £ PAOAT 00
related quality of life identified a number of methodological issues including the

specific measures used and the domain beingeasured, other issues included

the location of completion of questionnaire and lack of parallel content in the
instruments being used by parent and child can contribute to inconsistent
perspectives. Sawyer et al (2004) investigating the relationship between
health-related quality of life, pain and coping strategies in JIA concluded also

that parent and children have differing views of perceived quality of life with

parents reporting significantly lower scores than children on five of the eight

scales Uppnetal,j cnnmydwpng OOCCAOO OEAO DPAOAT OC
AEEEAOAT O AOO OAI EA EDIEis@best Ma thé detdateisO AOOT
not about reliability and validity or who is right or wrong but how both of these
perspectives contribue to the understanding of paediatric health related

quality of life. The researcher needed to be clear of the aim and rationale of
including these perspectives in the study. In this current study of juvenile

arthritis the aim was to gain a richer undersanding of the quality of life of

young people with arthritis through the inclusion of different perspectives. It is
acknowledged that there will be parental variance in aspects such as awareness,

sensitivity and tolerance in their perspectives (Upton 208).

Ward et al, (2011) suggest that the parents of young people with JIA reported
sleep disturbances in their children, however in this currentstudy of juvenile
arthritis one young person only reported sleep disturbances, however it is

possible that they had limited awareness of these disturbances. Assessing
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chronic pain levels can be problematic in young people with chronic diseases

due to many factors including the habituation of pain behaviours, reduced or

increased response to painful stimuli (Von Beyer & Spagrud 2007Lootens &

Rapoff 2011). In the current juvenile arthritis study direct and indirect

guestions relating to pain were asked to ascertain how significant the pain was,

£l 0 AgAipi Ah O$1 A0 PAET 001 P UIOitEOT T 1
Ei PAAOGAA 11 OEA Ui Ol ¢ PAOOITE0O0 NOAI EOU 1
UT O 1 EEAeb #1 C1 EOEOA AT I BITAT OO OOAE A
standards of comparison, reporting and response selection are significant

factors in quality of life appraisal (Tourangeau et al. 2000; Rapkin & Schwartz

2004). Unlike the young people, their parentgeported the visual cues of pain

and indicators of the disease, including stiffness, avoidance of the use of limbs,

not moving and remaining still, fatgue and low stamina levels. The parents in

this study indicated their points of reference and their comparator groups when

OEAU 1 AAA AT 1 DPAOEOIT O AAOund detson @agitandA A A U (
OAAA AAUOGG 8

6.2.2 The Impact of JIA on Family Quality of Life

Juvenile arthritis can impact on families on many levels including physically,
emotionally, financially and interpersonally (Packham 2004). Families are
expected to cope, often with little formal support. The young people and their
families in this current juvenile arthritis study were encouraged to selfmanage
their treatment regimen as early as possible after diagnosis. However, several
young people and their families in this current juvenile arthritis study were
encountering difficulties with their medication regimens. They may not have
known how to seek help from other sources such as thee@eral Practioner (GP)

or practice nurse or did not feel able to do this, perhaps due to financial or other
logistical constraints. Whatever the reason, theyws families were incurring
severe stressors due to medication regimens. Ongoing follemp to assess how
families are managing medication regimens needs to be integrated into the care
and management of these young people and their families by health proers

to minimize anxiety and stress and to strengthen coping strategies.
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The normal demands of life can create stresses and strains on families; however,
superimposing the illness of a family member on this situation can impact on a

AAT ET U8 O Ay (€odn €999 AdbaknaE (29812010) and Bury (1982)

refer to the interruption, disruption and intrusion of chronic disease. This
interruption and disruption certainly occurred in families of a young person

xEOE EOOAT EI A A OOE Offérisédson the pArépecfivesdbti® | p ww
parents caring for a child with JIA. Initially following diagnosis, there was

confusion and turmoil and a struggle to understand their new reality and their

new role, followed by learning to manage this new reality andhen taking

charge of the situation. Monitoring the young person watching for the cues and

reading the symptoms of the chronic disease were reported by Timmermanns

and Friedin (2007) in their study examining young people with asthma and

their carers similar to the findings in this current study. Parents had to shift

their perspectives from caring for a well child to caring for a child with a chronic
AEOAAOAR *AOOAODO jpwwtdqpmuvoq OOAOAA O4EA
inescapable part of the p@ AT O 08 Thishshdy Bublistedin North America,
3EAx60 x1 OE AOOET ¢ OEA pwwnmOh AT A " OEOOI
many of the findings of this section of this current juvenile arthritis study

relating to the information needs of parents particularly pre-diagnosis

information needs. This would suggest that evidence is available, however

there remains a disconnect between the information being available and
ameliorating parental concerns through improved communication channels. In

the aurrent study of juvenile arthritis there was also a sense of grief and sadness

in the family circle when another episode of arthritis occurred. This was related

to the loss of normality for the young person and their family life. It was also
associated wth the pain and suffering, loss of energy and fatigue that the young
PAOOTT xAO AT AOOET ¢8-O0P&% OOERQA AXABARDOAAD
OEi i AOOAAS ET OEA EITTAOO j#EAOI AU pwwp
coping with the symptoms of the dsease and managing it could be all
consuming and energy depleting. The literature reflected the coping strategies
associated with living with JIA of positivity and being proactive. Interestingly,

there was less evidence in the literature of reflecting th grief and sadness of the

197



Chapter 6: Discussion

family circle when another episode of this chronic illness occurred (Charmaz
1991, Shaw 2006).

One parent summed it up succinctly when asked how family life had been

impacted by the diagnosis of their child with a chronic diseds 8 OwOAOUOEET
AEAT CAAG6 xAO OEA OAxEI AAOGEITT 8 4EA £l OAO¢
uncertainty for all family members. It can also create a spectrum of responses

AOT 1T DAOAT 008 10O TTA Al OTAAGHAEAAT AT C
other end of the scale there can be emotional withdrawal from the situation due

to ongoing family tensions with the young person, often related to disease

control measures (WHO 2007). Parents in this study endeavoured to get a

balance between protecing their young people and promoting their sense of

autonomy. The reaction of parents to their situation also ranged from concern,

anxiety and guilt to frustration and anger relating to care and service provision.

Similar findings have emerged in other wdies (Lee & RotheramBorus 2002;

Kurnat & Moore 1999; Chernoff et al. 1999). Brown (1998) suggests often

young people can not always articulate their concerns and their parents can

DOl OEAA A AOOAEAI Al 1 OAgOOAl pPAewdAAOEOD
$01 xAh j¢nnpq OOCCAOOO OEAO OEEO OAEOAODO
ur 61 ¢ PAOOI T80 OEAxO AOA 110 ETAI OAAA EI
AAT A O AOOEAOI AOCA OEAEO AiTAAOT O AOO AA
Altschuler (1997:85), discussing the issues and the complexity of

AT i1 01T EAAOET ¢ xEOE AEEI AOAT OAl AGET ¢ Ol
incredibly good information processors. Shifts in emotional tone in the home

are noted: where no information is provided, hey evolve their own stories

xEEAE AOA DOTAAAI U 11 OA EOECEQRDET C OE!/
acknowledging that each family is unique, suggest that greater amounts of
information provided at a cognitive-appropriate level can mitigate against

higher distress levels in young people with the illness and their siblings.

Adaptation was central to living with juvenile arthritis in this study. Coping

strategies are associated with adaptation to a situation (Lazazrus & Folkman
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1984). Some of the adapittions were major, others less so; some were physical,
others cognitive, but they could all assume some significance in a family setting.
All members of the family were implicated. Some examples included adapting
lifestyles to medical regimens, managinghe condition, andorganizing the pace
of the dayfor the young person with JIA Family life events such as day outings,
holidays and home routines were planned around the illness of the young
person. Spontaneous life was a rarity. Family life needed tme deliberate,
planned, conscious and frequently constrained. During a flangp it took the
young person longer to do everything. This could give rise to frustration and
upset as their time perspectives had changed and temporal incongruence had
developed (Charmaz 1997). Apparently small but significant adaptations to
reduce frustration and upset included adapting clothes to avoid buttons and
laces, adapting furniture (bed, chair, desk), and increased heating in the home
were reported by parents in thisstudy. Parents in this current juvenile arthritis
study reported that warmer micro-environmental climates were associated
with less pain and stiffness. A strong finding in this study was that significant
consideration, accommodation and adaptations weremade by families to

reduce the impact of the disease on the young person with JIA.

lliness can create a sense of loneliness (Altschuler 1997). An example of
promoting inclusion and avoiding isolation in this current juvenile arthritis
study was giving the young person with arthritis priority over the couch or day
bed in the living room. This enabled the young person to watch television with
other members of the family, which kept them connected and avoided isolation.
It also promoted stimulation and interactivity with the family. Families were
creative and proactive in their problemsolving adaptations and improvisations.
Parents also spoke of teachers quietly and sensitively accommodating their
young people without drawing undue attention to the youngpeople in an effort

to promote their inclusion, socialisation and integration and also helping the
young people to meet their academic targets. Promoting a sense of
connectedness with the school and a positive school experience can assist with

academic mrformance and can contribute to longterm life opportunities
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(Mentality 2003). Parents and teachers were creative and their solutions were

ET £ZET EOA ET 1T OAAO OiF AA ETAI OOEOAKh 1 AETC

avoid isolation.

In this study, parents in general considered that their children had a good
quality of life. This could be related to improved diseassuppressive

medication reducing the impact of the disease. The perspectives of parents in

the study provided a longitudinal overview o OEA UT 01T ¢ PAOOIT 1

impact. Parents were able to assess the impact of the condition on the young
DPAOOT 160 NOAITEOU | £ | EAEAS8 4AEAU xAOA
young person with JIA with that of other siblings. A loger life experience also
provided parents with the capacity to consider the longerm implications and
the impact of juvenile arthritis on the young person. These are perhaps some
reasons why parents in the literature often report significantly lower he#h-
related quality of life than their young people with a chronic condition (Sawyer
2005). However, as Sawyer (2005) suggests, it is possible that young people
with arthritis have adapted better to their illness than their parents have
reported or perhaps the young people could be internalizing their problems and
not reporting them. Another possibility is that the right questions are not being

asked of the young people.

Clinicians in this current juvenile arthritis study reported that in the recent pat
(up to 20 years ago) they would have had many patients with JIA who were
wheelchair users, but this is no longer the caseChronic pain and joint stiffness
is a significant feature of juvenile arthritis, however, newer studies have noted
reduced pain kvels with the use of newer biologic medications with a resultant
improvement in quality of life (Pincus et al. 2008). Parents were aware that the
i AAEAAOCGETI T O xAOA EI POI OET ¢ OEA Ul O C
that the medication was notcurative; it was suppressing the disease, and should
a young person have a flareip the return time to full recovery could be lengthy.
Parents and clinicians recognised that rehabilitation time and treatment are

improved if the appropriate allied resources are available. In the long term it
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Chapter 6: Discussion

makes social and economic sense to provide appropriate services to effect an
improved recovery time, as this will enable young people to promote their life
opportunities, allowing them to be more productive and to obtan gainful

employment in the future.

6.2.3 The Impact of Social Support on Quality of Life
#1 AAGO jpwxoedqopmq AAT AEI AOE x1 OE 1 &£ 1 A1
researcher when the young people and parents spoke of the significance of

direct and indirect social support:

07A EAOA OAAT 0601 T ¢ AT A T £ZO0AT NOEOA
of transitions in the life cycle from birth to death, that social support is
protective. The very great diversity of studies in terms of criteria of
support, nature of sample and method of data collection is further
Ai 1T OET AET ¢ OEAO xA AOA AARAATEIT ¢ xEOE A

Social support, which is strongly linked to quality of life, was important for the
young people with JIA- particularly social support and accepance from their
peers. There are many forms of social support. Cohen & Willis (1985) suggest
that emotional support relates to empathy, care, love, trust, understanding and
listening. Instrumental support is concerned with tangible assistance and
services, for example child care or financial assistance. Informational support
consists of advice and information, improving knowledge and understanding
and consequently assisting with coping with adverse events. Social support is
provided by members of thesocial network. All of these forms of social support

were found during this study when considering the micreperspective.

In some situations not all members of the social network provided positive
support (Rose, 1997; AstedKurki et al. 1999). Parentsand young people
alluded to this, suggesting that not everybody understood their situation. This

is consistent with the literature which suggests that as JIA is relatively
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uncommon, parents can feel emotionally and socially isolated due to an under
appredation of their particular situation (Barlow et al.1998; Hagglund et al.
1996). Some commentators suggest that a positive family environment can be a
critical factor influencing positive well-being and promoting coping with
chronic disease (La Greca et d1995; Price 1996; Kyngas 2000).

Kessler and McLeod (1985), acknowledging the complexity of relationships,
concluded in their review of the literature that social support provides a buffer
effect, particularly in chronic illness situations. This buffer #ect has positive
implications for quality of life. It is possible that parents, in their role of
advocates, provided a social buffer effect for their children by reducing or
avoiding potentially difficult situations for them, or by being proactivein
anticipating difficult interactions and creatively circumnavigating these
OEOOAOQEITO OI 1 AET OAET OEAEO AEEI AOAT 6O
done by being proactive and by anticipating or reacting to their physical, social
and emotional needs. Hwever, this often required extra effort, extra energy
and extra creativity by parents. The young people were in a period of transition
of maturing into adults and developing their own sense of identity;
AT 1T OANOGAT 01U EO xAO EEOA A D DPAOAREAOOEDRA
DAOAT 008 A ALlagpfeciatec. AChA striking Zexam@ple of dedication,
love and ingenuity was of a mother with a young person with JIA at college
abroad who did not have the required medication and who phoned homeThe
mother got the medication, got a flight to the nearest city, delivered it to her
child and returned home that day. Interestingly, Charmaz (1994) and Williams
(2000) noted in their studies gendered patterns of behaviour of mothers to sons
which were different to their patterns of behaviour to their daughters.
Transition into taking full-responsibility for self-management was an evolving
process, parental boundaries evolve and relationships evolve as the young
people mature (Stinson 2008). However, iis possible that the young people did

not appreciate how much their parents had buffered them.
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Bg (1996) and Cottrell (2007) suggest that adolescents have a group of stable
relationships, frequently comprised of parents, best friends, peers and teachers.
This group provides the young person with a secure protective social support
base which can assist with social and emotional adjustment during adolescence
(Coates 1987; Furman and Buhrmester 1992; Levitt et al. 1993; Urberg et al.
1995; Levitt et al. 20®; Milevsky 2005). Cobb (1976) asserts that these
relationships can assist in communicating to the young people that they belong
and are valued, cared for and loved. During a period of change and
development, or adverse circumstances such as an acute smle of illness,
these relationships can provide a sense of stability for the young person as other
circumstances shift or unsettle their equilibrium. These protective and
supportive systems can assist with the development of resilience (Luthar et al.
2007; McDermott and Graham 2005; Lehtinen et al. 2005; Everall et al. 2006;
Drapeau et al. 2007; Bottrell 2009a; Bottrell 2009b).

"EI 1 ECAT j¢nmndgoxq OOAOAO OEAO OA OAOEIE

endured adversity, who continues to function rasonably well despite continued

Agbpl OOOA O1 OEOEdS8 "EI 1T ECAT jeg¢nmmudoywq
AAAOGI O1 AGETT 1T &£ AAOAOOEOEAONR OEA Ui dic b
stresses the importance of reducing the number of problems that & young

PAOOIT EAO AT A OEAO OOEEO 1 AU EAOA A AEC
AOGAT Oi A1 DT OEOEOA AgPAOEAT ARG 1 Au AA A

for the young person. This has significance for healthcare providers who are

treating young people with the chronic disease of juvenile arthritis, as a persen

centred global approach to their care is required to protect and promote their

health. Changing treatments or planning care provision nesdo be viewed in

the context of the youngp® OT 1 6 0 AOOOAT O 1 EEAA OEOOAOQEI 1
on their time, for example changing treatments prior to school examination

periods.  Encouraging young people to build skills and competencies,
encouraging confidence, capacity and supportive environmentare important

factors in the development of young people. It is apparent from this study that

when caring for young people with the chronic disease of juvenile idiopathic
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arthritis the approach to service provision needs to be holistic and persen

centred.

Positive nurturing is important for all children but takes on an added
significance when the young person is coping with adverse circumstances such

as juvenile arthritis. Gilligan (2005:45) suggests that seemingly small gestures

can make a significantA E £FA OAT AA 8 O4EA OEOOAI Oh OEA
OEET ¢cOh OEA alodhthdsalittiethingniay AsteBin a child the vital

OAT OAOG T &# AATTTCEICch T &£ [ AOGOAOCET ch 1T &£ Al
come from all of those incontact with the young person whether in the home,

school, community or healthcare setting. There is a need for those working with

young people with JIA, for example in a healthcare setting or an education

setting, to understand their illness and their @rticular situation, to have good
communication skills and be able to connect with the young people to
ADPOAAEAOA OEAEO Ai T AAOT O ET 1T OAAO-O1 1P
being.

6.2.4 The Organization of Care

Healthcare provision was viewed ly study participants from a micro
perspective, a meseperspective and a macreperspective. Parents discussed
OEAEO OiI 1T A AO OEAEO AEEI A6O EAAI OEAAOA i
liaising with several health professionals, ceprdinating services, arranging
assessments, maintaining files and information, and constantly updating all the
interested parties. Parents provided a wealth of information on the nuances of

the disease, for example the triggers and the learnelst practice of daily care dr

their young person with arthritis. At times the parents found their role of

healthcare manager overwhelming.

AEA DPAOAT OO6 DHOET AEPAI AT 1TAAOT xAO OEAE
advocate was viewed as a necessity, but parents often found it afdfilt and
frustrating role when trying to access services for their child. This was found to

be particularly difficult when also endeavouring to care for a child during an
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acute exacerbation of the illness. Parents often perceived themselves as very
much alone at these times. Parents commented that their route through the
healthcare system was less than smooth but was instead fraught with

inconsistencies and difficulties.

Accessing resources, either informational or physical, was an area that parents
found problematic, particularly in the early days of the illness, with resultant
stressors for the families. Parents in this juvenile arthritis study were looking
for more explicit information on the daily care of their child particularly when
their child was first diagnosed with the condition and they were inexperienced
and lacked detailed knowledge of the provision of care. There was not enough
detailed information on how to care for their children in an acute flargup
situation; giving medicines on a ddy basis to a reluctant or refusing child;
giving medicines to a nauseated child; communicating effectively with
healthcare professionals; and accessing pattme teaching for a child who had
missed a lot of school. Guidance, if any, was not comprehemsiv Accessing
information and advocating for resources from health service administrators
were two adaptive strategies that parents, by necessity, utilised; however, the
route was seldom smooth and frequently circuitous (Ombudsman for Children
2008). Effective and efficient information systems offer improved potential for
more integrated and ceordinated service provision for young people with
juvenile arthritis, for example telemedicine. Strengthening the collaborative
and partnership processes betweendmilies and healthcare providers could be
supportive in assisting families cope with the daily stressors associated with
provider could reduce the acuity or complicatid O 1 £ -G 80 ATAOAAT O1 A

ease the responsibility of care for the parents.

Parents were of the view that they were not in control of the situation during
OEA AAOI U AAUO T £ OEAEO AEEIAGO EITTAOGO

acute ilness. Horn, Feldman & Ploof (1995) suggest that a sense of control of
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the situation is critical for parents, if their capacity to cope is to be strengthened.
Not only were they not in control of the situation, their engagement with
healthcare service poviders prior to a secure diagnosis of JIA was less than

reassuring.

The Ombudsman for Children (2008) has also referred to inconsistencies in

service provision and difficulties for children with chronic illnesses. Wortman &

Conway (1985) suggest that scially competent people may be more effective

and have greater capacity to access resources, for example negotiating the

health system and consequently obtaining better care and treatment. This gives

rise to the potential issue of inequalities in the proision of health care and the

concern that if parents are not skilled negotiators and competent advocates

there are potential adverse implications for their children. In the United States,

in response to these issues, a new role of healthcare advocate hemerged

(HCA). VassermaiStokes and Cronan (2012:27) define HCAs as professionals

OxET OAPOAOGAT O OEA ET OAOAOO 1T &# OEA DPAOE/
Al i pl AGEOCEAO EIi PI EAEO ET OEA OOAAOGI AT O 1
a role will emerge in this country to assist families in navigating the healthcare

system.

During the interviews with consultants and specialist nurses, clinicians
explained how difficult it could be to diagnose juvenile idiopathic arthritis. They
referred to the large number of other diseases that needed to be excluded prior
to a secure diagnosis of juvenile arthritis being confirmed. At a time of stress,
anxiety and confusion for parents and their children, this message did not seem
to be clear to parents. Theime prior to securing a diagnosis was a time when
anxious families were seeking clear communication relating to the pathway of
diagnosis, for example an algorithm that sets out a diagnostic pathway. Parents
needed someone to demonstrate that they were takg control of the situation.
They did not always perceive this to be the case. Parents also needed to be able
to understand the diagnostic plan pathway for their child. Parents found this

area of communication to be problematic and in need of furtheransideration
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by clinicians. If parents were dissatisfied with their physiciarpatient
relationship they changed doctors. None of the parents indicated that they
confronted the physicians with their concerns. Postliagnosis of their child
with juvenile arthritis, parents recognised in themselves that they too were also
coming to terms with the limited medical knowledge relating to the disease, the
limited treatment regimens and options, the chronic nature of the disease itself,

=2 o~ Nz o~ -

and the fact thattherewad T ONOEAE AZ£E@S6 O1T 1 OOEIT 8
_EAEABOA AO Ai8h jcmmxq ET OEA 7(/ OADI
#1 1 AEOEIT 186 AEOAOOOA Gfrieodly healhtaie ler@itddniedsfA 1 £ U
and the need to have ongoing trusting relationships with healthcare providers,

as these can support adherence to regimens and also assist the young person to

take responsibility for the management of their own situation as they progress

into adulthood.

Having been diagnosed with arthritis and referred to a specialist rheumatology
clinic, the young people in the study considered that they were listened to by
their consultants and that they were accorded appropriate respect at
consultations. In some cases the young people did not get the opportunity to
speak with the doctor or healtlcare providers alone as a matter of routine. This
Is an area where there is potential to develop the communication skills of young
people and give them an opportunity to speak directly to the clinicians.
However, it is recognised that this is not alwaydeasible depending on the
young person and the circumstances. Clinicians also need to be aware of the
power asymmetry between young people and themselves and the issues that
adolescents may have in articulating their concerns (Kieffer 1984). Direct
acce® O1T Al T 001 OAT1 60 j AEOEAO AU PEITA 10 1/
viewed as an act of great trust, and was deeply appreciated by families. The
newer telemedicine and telemonitoring systems offer patients the potential in
the future of adjunct @nsultations with specialists (New Zealand Medical
Association 2008).
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Parents and consultants spoke of the specialist nurses very positively. The
collaborative approach of care providers and the accessibility of specialist
nurses were found to be very hkpful for parents and young people. For
example, queries that were considered insufficiently significant to contact the
consultant about could be dealt with by the nurses. The use of telephone help
lines and texting were two modes of communication that wre found to be
particularly useful. Ongoing advances in electronic communication systems will
doubtless provide new resources and modes of communication and means of
AOOAOOGET ¢ OEA Ui Ol ¢ PAiIPI A8O NOAI EOU
assessnent including levels of fatigue. It will be important that healthcare
providers have access to these information and media systems to improve the
AAOA T £ Ui 6l ¢c PAiPIA xEOE AOOEOEOEO
Other advances in medical devies and medical technology which are less
invasive on the person could be of greater assistance in the future in diagnosing,
clinically assessing and monitoring disease activity in the young person with JIA
and could also be assistive in contributing to dasions to taper medication
(McKay et al 2010). Rebolld?olo et al. (2011) suggest that imaging modalities
are clinically assistive in joint assessments. Doppler ultrasonography in the
Rebollo-Polo (2011) study demonstrated ongoing pathology in young pede
with JIA who met the clinical criteria for remission. Rebolldé?olo et al. indicate
that this finding of pathology is suggestive of persistent inflammation. This
finding if replicated in other studies and found to be persistent inflammation
due to disease activity has important implications for the care and management
into the future of young people with JIA. This finding also indicates the
importance of listening to the patient as some studies have suggested that the
degree of pain experienced by youm people does not always correspond with

the degree of inflammation indicated by clinical markers (Weiss et al. 2005).

Healthcare record keeping and informatics were areas of concern for parents;
lack of sharing of data between clinicians and lag times ireporting of data
were sources of frustration. Parents and clinicians spoke of the fragmented

data, the complicated processes of the system and the duplication of data
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recording. These all had an impact on clinical practice and clinical effectiveness,

a0 xAl1 AO OEA DPAOEAT O OAoPAOEAT AAS 1T &£ C
forms of organizational difficulties a source of high frustration, particularly

when their child was coping with an acute flareup of arthritis. Parents
considered that life codd have been made easier for their children and
themselves if the health system had been more focused to their needs. At a time

when their energy needed to be directed towards their ill child it had to be
channelled elsewhere to access services or medigas. Sometimes parents

only had sufficient energy to give to their child and consequently they
disengaged from communicating with healthcare providers until their child had

recovered sufficiently, and they too had recovered their energy. Parents did not

Ai T OEAAO OEAO OEA AAOA OUOOAI xAO AOEI O

provision of care was fragmented, complicated and uncoordinated.

McWhinney (1989) refers to the importance of healthcare providers entering
OEAEO DAOEAT 006 ki QI AT AMAT AEAAAOI @&EA £O
perspective. One example relates to competence in taking blood
(venepuncture). Young people with JIA, particularly those on the newer biologic
medications, need to have their blood levels checked regularly, pastilarly for
analysis of liver function as the liver can be affected by these medications.
Recommendations for the use of these disease modifying amtieumatic drugs
and biologic agents are regularly reviewed these include indications for use
monitoring of side effects and assessment of clinical response (Singh et al.
2012). Parents spoke of the undeappreciation by clinicians of the impact of
anticipatory distress, invasive procedural distress and the sideffects of
medications (Claar, Walker & Smith @02). Parents were of the view that novice
learners in phlebotomy should not be allowed to do invasive procedures such as
taking blood (venepuncture), as the consequences of a poor experience for their
children were frequently long-lasting. Another exampe is the colour yellow.
This is a colour that many young people on the oral medication Methatrexate do
not like and associate with gastrointestinal upset and nausea. The tablet is

yellow in colour. One parent in this current juvenile arthritis study whose child
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had been on oral Methatrexate nearly ten years ago reported that the young
person still had difficulties with anything coloured yellow. It was referred to by
both parents and clinicians and is a known phenomenon in the literature.
Medications a routes of medication may have been changed by clinicians but
the young people remained sensitised to the colour yellow. In this study
desensitising the young people was recognised as an issue by clinicians but not
a priority concern. Further research nay need to be done on this issue to
explore if it has been undefreported in the Irish context due to lack of allied
health services, including psychologists. However, as Haverman et al (2012)
and Seid (2012) indicate, the health related quality of life foyoung people with
JIA can be affected not only by disease activity but also by medical interventions.
Lovell et al. (2011) discuss the importance of appropriate services for young
people with JIA in the United States of America, they discuss also the
significance of the quality of the services available to these young peopl&hey
suggest the need for a number of components including a JIA registry, ongoing
uniform assessment, longitudinal data collection, the development of a network
of paediatric rheumatology centres to incorporate proposed quality measures
related to disease control, safety monitoring, assessment of selfficacy, access
to services and patient/parent satisfaction. In Ireland, baseline data and serial
acquisition of data and collaboation of centres could be assistive in improving

the disease status and quality of life of young people with JIA.

6.2.5 Transition to Adult Services

The importance of a planned transition from paediatric to adult services was
referred to by parents. Theuse of integrated clinical pathways, clinical models
of care and interdisciplinary ccordination could assist in the provision of a

more holistic patient healthcare pathway with improved patient outcomes (Ellis

2010). Improved continuity of care is affeted by good protocols, good care co

ordination and good information, for example patient registries (NHPAC 2006).
Patient-centred support is needed to assist people manage their treatment
regimens but it is also needed to support people living with a chroc illness

(Davidson & Cruikshank 2009). The young people need to be educated and
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supported to manage this new role (Elwyn et al 2003; Thon & Ullrich 2008).
(AOOE AO Al 8 jegnnmwdgxq EECEI ECEO OEA EI bi
young people transferring from paediatric services to adult rheumatology

services and indicates that flareups of the disease are common at this time.

Doctor patient relationships have changed significantly during the past 20 years

and this is of importance especiallyas young people transit from paediatric

services to adult rheumatology services. Increasingly physicians actively

explore patient views and expectations and acknowledge the expertise of

patients and knowledge of their disease (Stinson et al. 2008).

The literature suggests that transition is a process and that all parties need to be
prepared and ready to make a transit from one setting to another setting (Blum,
Garell & Hodgman 1993; Shaw et al. 2004; Shaw et al. 2005; McDonagh et al.
2007; Stinson et al 2008; van Staa 2010). This requires the young person to

EAOA A OAAOAIT T pi AT OA1 OAAAET AOOS i 6ET A
McPherson, Thaniel & Minniti 2009). The American Society for Adolescent
Medicine (Blum et al 1993:570) states the process& OOAT OEQOET 1 E

purposeful, planned movement of adolescents and young adults with chronic
physical and medical conditions from childcentred to adult-oriented health
AAOA O UveDAnkgh §2808) highlights the importance of focusing on the
young person first and their arthritis second. The timing of transition from
paediatric to adult services is often a time of other changes in the young
PDAOOT 160 1 EAZAAR DPAOEADPO AEAT CET C &O1T1 A
going to college some distance awagpften placing significant challenges on
coping and adaptation strategies (Ostlie et al. 2009). Compliance with medical
regimens had been overseen by parents during their earlier years. Adherence
to treatment regimens can be problematic during this trangion time (Pai &
Ostendorf 2011). There is a strong risk of the young people dropping out of the
healthcare system during this time (McGill 2002; Hazel et al. 2010). This has
been noted in other populations transferring from paediatric to adult services
for example cardiac populations (Reid et al. 2004) and diabetic populations

(Van 2008). Successful transition can be affected by many issues including
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issues relating to the patient, the health system organization, paediatric,
rheumatologist and team, he adult rheumatologist (Fox 2002; Tucker & Cabral
2005, BSPAR 2009). Preventing harm and promoting the health of young
people with JIA are central to transition clinics. One important issue which may
not seem central to the lives of young people in theilate teens early twenties
with JIA has been selected as an example of the importance of ongoing
monitoring of young people with JIA into adulthood, the example is low bone
density. Low bone density may seem to be peripheral to the lives of young
people because concerns relating to it are not immediately obvious nor may
they appear to be impending.There are many factors that can influence skeletal
peak bone mass including chronic diseases such as juvenile arthritis, in
particular disease activity and the duration of the disease.Skeletal maturation
normally occurs during the second decade of life, if the foundation of peak bone
mass is affected it can increase the risk of bone fracture and osteopenia in later
years (Lien et al 2003). Preventing harm ito the future is part of the work of
rheumatology clinics; however, the need for ongoing assessment and
iTTEOI OET ¢ 1T AU T1TAAA Oi AA ODPAAEACAAG
understanding and participation by the young people.In rheumatology, young
men andthose with less severe JIA were at greater risk of unsuccessful transfer,
suggesting the need to target young people in these categories (Hazel 2010). A
predominant need to appear normal and intentional avoidance of activities that
could be an indicator,identity marker or provide confirmation of difference are
thought to be contributory factors to this situation of avoidance of being
perceived negatively or associated with a marker with negative connotations
(Knafl & Deatrick 1986; Ullrich et al. 2003: Garmaz 2010). Some of the reasons
for disconnecting from the health services may be intentional others may be
unintentional including taking responsibility for health care is low on the young
PDAI PI A6O DPOEI OEOU 1 EOO AO bpAtlefein@ers EAA A
since their childhood and there is an expectation that this will be continued
(Tucker & Cabral 2005). There is a need for further study in this area to explore
this situation and issues such as communication skills and engaging with young

people, problem solving skills, barriers to adherence to treatment regimen
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including delayed beneficial effects and negative sideffects (Rapoff & Lindsly

2007; Stinson et al 2008). It is possible that low visibility of the disease or

lengthy periods without the disease could reduce the certainity of having the
AEOAAOA ~ZOOOEAO OAAOAEIT ¢ OEA Ui dic DPAT D
treatment regimen (Charmaz 1991). It seems also that some elements of
transition could occur at an earlier age with parentsand others available to

monitor and mentor the young people, for example making and confirming

routine appointments with health care providers (Stinson et al. 2008).

Parents in this current juvenile arthritis study spoke of the supportive networks
that were available near home and the concern that these may become less easy
to access due to geographical #cation by the young people. The loss of
normal supportive networks and the new, exciting and often overwhelming
stressors of a new job or going to alege could impact on the young person
adhering to treatment regimens. Healthcare providers need to appreciate the
complexity of change that can be occurring for the young person at this time.
Gilligan (2000) suggests that small measures can be disprogi@nately
significant when working with young people. Good communication skills at the
first meeting with healthcare providers in the adult setting could offset one
stressor for the young people. A liaison or reference person between the

paediatric service and the adult service with direct responsibility for the young

PAOOT 160 Oi1T1 OE OOAT GEOEIT ET OI OEA AAOI
this situation. Marginal alterations do not always effect change. However, it is
acknowledged that small banges in a system can often have a ripple effect on
the whole system with the potential for a spiral of positive change (Gilligan
2000).
6.3 Section Two
6.3.1 Health Promotion Theoretical Framework Underpinning the

Sudy
At the early stages of this smalkcale exploratory study it was supported by
AATTAEEI T 60 11T AAT 1T /&£ EAAI OE DOIITOEITT j
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includes the concepts of health protection, prevention of ill health and health

education and has implications for welbeing and quality d life which were the

£ AGO 1T £ OEA OOOAUS AATTAEETI T 60 11T AAT ¢
study.

As the study advanced, there was greater interaction between the researcher,

young people with JIA, their parents and clinicians it became clear ah
AATTAEEI T80 1T AAl xAO 110 AT AAPOOI AGET ¢
Al AOCET ¢c8 47 AT I BPIATATO 4ATTAEEIT B8O 11
framework (ICCF) was chosen as it provided guiding principles on three levels;

the mirco level, the meso leel and the macro level. The micro-level refers to

the individual/patients/families and their healthcare providers. It also includes

community partners. The mesdevel is aligned to the community, healthcare
organization including coordination of care and the care continuum. The
macro-level is concerned with policy and financial issues (WHO 2003; Epping

Jordan et al. 2004; Nolte & McKee 2008). This approach provided the

I DDT OO6OT EOU O1 AT T OEAAO 116 1110 AT OAU
young people about their arthritis (micro-perspective) and their healthcare

services (meseperspective), but also gave the study scope to discuss and

explore with young people, parents and clinicians the way forward for health

services for young people with jwenile arthritis in Ireland, thus gaining a
macro-perspective on the situation. This provided the opportunity to explore

how treatment and service provision could be optimised (WHO 1988; Bird

1990; WHO 2005)." OT T £ZAT AOAT 1 AOB8 O j p w)ddhgimpattt AAD O
of multiple physical and cultural influences that shape the development of

human beings over time provided significant insights and context to the study.

These models positively influenced the study by providing depth and breadth

and by illuminating different contexts, perspectives and dimensions.
In terms of policy, the backdrop to the study was Health 2% the health for all

policy framework in European countries (WHO 1998b). In Ireland, the key

relevant public health strategies included he National Health Promotion
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Strategy 2000¢ v § $/ (# c¢nnng AT A OEA . AOGEITTAI
Chidrenz4 EAEO , EOAOG j $/ (# ¢nmngs8 4EAOQOA bPI
on children and young people and had the priority settings of homes, schopls
workplaces and communities. All of these priority settings had significance for
OEEO OOOAUS AEA O4AAEI ETC #EOITEA (AAIC
2008) targeted more substantive issues relating to people with chronic diseases
in Ireland. This strategy, too, was of assistance in framing the study within a

health promotion context.

The Ottawa Charter (WHO 1986) has five pillars for action to promote health: to
build healthy public policy, create supportive environments, strengthen
community action, develop personal skills and reorient health services. The
Charter provided a foundation for this study. Commentators like Antonovsky
(1996) were also significant when metaphorically weaving the infrastructure to
support the study. Antonovsky (1996)asserts that health promotion has its
£ 01 AAGETT O ET A OAI OOT CATEA OEAx 1T &£ EAA
health potential at a number of levels: the micrdevel of the individual, the
meso-level of the community and the macrdevel of the enire population. It
focuses on coping positively and flexibly with the vicissitudes of life through
understanding of circumstances. Antonovsky also posits that people and their
environments are intricately linked; consequently there is a need to considea
socio-ecological framework for the approach to healthcare provision (Barry and
Jenkins 2007).

6.4 Section Three

6.4.1 Research Methodological Issues

It was recognised from the outset that there were likely to be many challenges
to this research project. The number of young people in Ireland with the

condition was unknown. Informal discussions with paediatricians suggested
that the number was likely to be small but there was no registry to confirm this
view. This was the pivotal point to stop any furtler work in the area or to

continue on. The survey to consultant paediatricians and consultant
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rheumatologists in Ireland, and one paediatric rheumatologist in Northern
Ireland, was designed to provide an estimate of numbers of young people in the
country with JIA. This information was important to get an indicator as to
whether to proceed with the study. It was known these consultants were very
busy and had very little, if any, administrative support in their public clinics.
Accessing patient files meanhdoing a manual search, not an electronic search,
therefore requesting very detailed information was likely to reduce the
response rate. Despite this the response rate turned out to be high. The survey
confirmed the names of the consultants in the coung most interested in
juvenile arthritis. An unexpected and surprising outcome of the survey was the
number of handwritten notes by consultants encouraging and supporting the

research study.

The survey provided information that indicated a small numberof consultants
with relatively high numbers of patients with juvenile arthritis. The results of
phase one of the study assisted with the development of the next phase of the
study. A decision was made to seek access to these patients through their
consultants. Gaining access, approval and support from a consultant and
gaining ethical approval for the study were required for each site. Approval
from the university research ethics committee was also required. These factors
impacted on the start dates at sme of the sites as the process could be lengthy.
In recent times the ethical approval process has been streamlined; however,
OEAOA EO OI i AOCEET ¢ OI AA OAEA £ O OEA
research ethics committee, whose work is toprotect children by asking
searching and direct questions. Preparation for these types of situations was of

paramount importance.

There is much written about gatekeepers and barriers to research projects.
However, once all the paperwork, including Garl clearance, was in order, the
main concern was finding the numbers of young people with JIA to meet the
study criteria. Parents were very open to participating in the study; so also

were young people and clinicians. Everybody that was asked to participatn
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the study agreed to do so nobody declined to participateThe consultants at the
different sites screened their lists of young people attending public outpatient
JIA clinics to identify those who met the study criteria. Private consultation
clinics were likely to be more generic and not specifically related to juvenile
arthritis. The sample of young people to complete the questionnaire was,
however, numerically too small to provide sufficient data to discuss the quality
of life of young people withJIA in adequate depth and breadth.There was a
significant discrepancy between the anticipated number of young people
attending the Consultant outpatient clinics and the number that were actually
in attendance. Reflecting on this situation, reasons fdhis discrepancy include
the possibility that the type of arthritis that these young people had was at the
milder end of the spectrum and while still on the Consultants lists of patients to
be reviewed intermittently most of their care was being deliveredat primary
level. The level of juvenile arthritis could also be less in Ireland than in other
countries as the expected incidence was not aligned with the United Kingdom of
0.1 per 1000 children and a prevalence of 1 in 1000 (Davidson & Cruikshank
(2009), or there is a possibility that juvenile idiopathic arthritis which is
undoubtedly difficult to diagnose may not have been diagnosed. The
Consultants in general provided an open access policy and there was an
opportunity to discuss the situation and in mat cases to check the recordgthe

sample however remained small.

6.4.1.2 Sample of Parents

The sample of parents interviewed was identified as the parents of a subset of a
group of young people with arthritis. The disease status of the young people
with arthritis was such that their disease required immunesuppressant
medication and the new biologic medications to suppress the disease. The
disease of this group of young people was considered by the consultant to be
more moderate than severe, but it wasnot considered to be mild. The
interviews with parents and clinicians provided greater insight and
understanding into the lives of the young people. Triangulation of data

provided not a complete picture of the situation, but corroboration and
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convergene of findings. Triangulation also provided different perspectives,

which strengthened the story that was unfolding and emerging through
confirmation, comparison and integration of data findings (Johnson &
Onwuegbuzie 2004). Hoetker (2005:84) was of the EAx OEAO OOEA AT i
of qualitative and quantitative methods allows me to capture a more complete,

Ei T EOOEA AT A AT 1T OADOOAI DT OOOAUAI I A
complementarity to the understanding of the findings. The perspectives of the
interviewees and other sources of data contributed unique angles in the
exploration of the health related quality of life of young people with JIA.
Combining these data sources assisted in addressing the research question in

greater depth, each source contributed nformation from their particular

standpoint, background and area of expertise whether as young people with JIA,

parents or clinicians (Shih 1998). A diagram to display the findinggplease see

Appendix 12) schematically demonstrates the findings from thethree groups,

uir 61T ¢ DPAT PI Ah DPAOAT OO AT A Al ETEAEAT O /I
Creswell and Plano Clark 2007; Fetters et al 2007). The schematic diagram
providing a visual anchor assisted in managing, analysing and interpreting the

data further (Wendler 2001).

Redfern & Norman (1994:51) list a number of limitations to triangulation
including no guarantee of internal and external validity, may compound sources
of error, methods selected may not be the right ones, unit of analysis might not
apply to all methods, cannot compensate for researcher bias, expensive, no use
xEOE OEA Ox0Oi1¢cd NOAOOEI T h OADPIEAAOQGEIT A
to other types of research as well as triangulation, for example researcher bias,
however using a conbinations of methods in this current juvenile arthritis
study may be assistive in reducing researcher bias. It was very useful to have
Redfern & Norman and other work including Begley (1996) Casey & Murphy
(2009) to refer to when considering these issues order to make the case that
the methods chosen for this study were selected specifically to answer this
research study question which aimed to explore the health related quality of life

of young people with juvenile idiopathic arthritis. To pursue theline of
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argument further, following further consideration a subjective decision was
made that the advantages of this chosen method outweighed the disadvantages
as it allowed for the findings from each source to be complementary and have
the impact of strengthening confidence in the results. The purpose of the study
was to explore the quality of life issues of young people with JIA in Ireland, a
population about which there was very limited information. The intention of
the study was to expand the knowlede on the topic consequently the
generalizabilty of the findings was of less significance than testing theories
(Wolfe 2008).

6.4.1.2 Reliability of Results

#1 i PAOET ¢ OEA DPAOAT 006 PAOOPAAOEOGAO T &£ O
AEEIT A OAdedives i #4i® Gtudy the two perspectives were generally
comparable. This has been found in other small quality of life studies for
example Majnemer & Shevell ( 2008) who compared the sakport ratings of
quality of life between parents and their chitiren of school age with cerebral
palsy. The seHlreport of the young people and their parents were generally
comparable but parental ratings did differ in some domains including school
functioning where there was the weakest agreement and the strongest
ageement on physical health. In this current juvenile arthritis study the
parents were interviewed and did not complete a questionnaire, a numerical
comparison is therefore not possible and is a limitation of the study. The key
domains of the questionnaie administered to the young people with arthritis
were the main subject areas addressed in the interviews with the parents and

the clinicians.

Returning to the issue of the sample size, the overall sample size of young

people participating in the study wa small. This is unquestionably a limitation

O0i OEA OOOAuUSB &O01 6011 O0oEAT O AO AiI 8h jgmi
subsets of the general populatiory too small in probability samples to allow for

i Ol OEOCAOCEABSBOADLRAI BOAO &GRSy tb Abkily a TrakeA

bi bOI AOETT »&OI i OPAAEAI 1 EOOODWrgA® AT 1T O
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study efforts were made to increase the sample size by checking and rechecking
if the generated outpatient clinic patient lists had changed and if newadditions

to the lists met the criteria of the study. Informal discussions with consultants
suggested that the patients names noted on their outpatient clinic lists were the
expected groups for the clinics. A response rate of 60% was a relatively good
result however the nonresponders the 40% could have been the group with the

least good health related quality of life and their views were not captured.

6.4.1.3 Ethical IssuesRelating to Children and Research

Grodin and Galntz (1994:5) discuss the concem relating to children and
research. Endeavouring to gain a balance between the vulnerability of children
and increasing knowledge about them in an effort to improve their situation can

be problematic:

8 presents a powerful tension between two sometimamflicting social goals:
protecting individual children from harm and exploitation, while at the same time
increasing our body of knowledge about children in order to develop beneficial

medical, psychological, and social interventions.

The role of parentsis to protect and act as advocates for their children;
however, there can be power issues relating to young people, parents and
collecting data (Morrow & Richards 1996). One reason for using a
questionnaire to collect data from the young people was to prvide them with
the option of completing it at the clinic or taking it home and completing it and
returning it by post. Built into this thinking was the recognition that discretion
was being provided to enable the young person to dissent from participatioin
the research. It can be difficult for young people to dissent in a social situation
such as an outpatient clinic. The young people, if necessary, could act in a
socially appropriate way to the researcher in the clinic but an option was
provided to opt out if the young person did not want to participate in the study.

It was the young people with arthritis who recruited the peer group that were

the comparative group, and who ensured the return of the questionnaires from
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the peer group. This demonstreed a high level of commitment by all of the
people involved as there was a need to explain the study, gain assent and
AT T OAT O £EOT I OEA DPAAO AT A OEA DPAAOCGO

questionnaire, and return the questionnaires by post.

Ongoing researber critical reflection to avoid doing harm was part of the
process of the planning, conducting and evaluating of the study (Dearnley
2005).

6.5 Section Three

6.5.1 The Future z aProposed Pathway of Care

There are a number of rheumatology models of tranon including those of
Sawyer and colleagues (1997) and the Vancouver modethe young adults with
rheumatic disease clinic (YARD) (Tucker & Cabral 2005). Some of the models
are general models of transition and primary carédbased models. Rheumatology
care can be complex and requires high level specific knowledge these can be
barriers to general models of transitional care and current primary care based
models. The most practicable model for transition is a disease focused model
from paediatric services to young adult/adult rheumatology services (Tucker &
Cabral 2005). Using the Ottawa Charter (1986) as a foundation stone (to build
healthy public policy, create supportive environments, strengthen community
action, develop personal skills and reorient balth services) and acknowledging
that health promotion is inextricably linked into all areas of the pathway of care,

it is proposed that there needs to be mapproach tocare tailored to the needs of
each young person with juvenile idiopathic arthritis from the onset of their
disease please see Appendix 18 The model needs to be persoentred,
dynamic, and accessible in context and understanding, and it needs to capture
the imagination of the young people for whom it is intended. The model
proposed isone of a personal support team for the young person. It is proposed
that everybody who provides care for a young person with arthritis, who
educates, supports or in any other way regularly assists or befriends a young
person with arthritis, take on boardOEAO OEAU AOA DPAOO 1T &£ OI
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support team. This group of peopleis the youngPAOOT 1 6 0 DPAOOI
support team and should be formed and formalized as soon as possible
following a confirmed diagnosis of JIADelaying the formation of his support
team until the transfer from Paediatric services to Adult services will be too late.
The young person with arthritis needs to understand from an early age that to
successfully manage their situation they will need an excellent team around
them across their lifespan, people who know and understand them and who are
positively inclined towards them and their best interests. Gilligan (2000:40)
OAEAOO O1 OEEO AO A OOAAEAI 1 AET C T A&
the young person. Te concept of the team is likely to be a reasonably familiar
one to many young people in Ireland from as early as their primary school days.
Strategic planning needs to involve all of the team includinchealthcare
providers and the young person with arthritis. The team needs to be able to
understand the current and evolving needs of the young person, it also needs to
be future-focused and proactive in addressing the particular health and health

promotion needs of the young person into the future.

Adapting principles from the Australian, National Chronic Disease Strategy
(NHPAC 2006), the aim is to place the young person with arthritist &he centre

of their support team. The team will provide support for them to optimise their
own health to enable them tatake increasing responsibility as they mature into
adults. The model should be sufficiently flexible to capture all healthcare
settings and should be applicable across the lifespan and healthcare continuum
(NHPAC 2006). The proposed model of care shoubse sufficiently flexible to
link in with Transition programmes if available. The healthcare members of the
team need to be able to engage and communicate with the young person and
each other on an ongoing basis. A designated care-amlinator will be
responsible for liaising with team members please see Appendix 14 This
model of care is an amalgam of models, adapted to specifically focus on young
people with arthritis. Models that have been adapted to form this model are:
the Chronic Care Model (Wagger et al.1996); the WHO Innovative Care for
Chronic Conditions framework (WHO 2003; Eppinglordan et al. 2004); and
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commentators who have influenced the formation of this model are: Barr et al.
(2002); Singh & Ham (2006); Office of the Minister for Chdren (2007); The
Developmental Welfare State (NESC, 2005); Duffy (2006); Nolte & McKee
(2008): Karlberg (2008); Martin & Sturmberg (2009).

The personal support team in this model may develop and evolve over time,

with some members having a long and constient involvement while others

have a shorter involvement. The role of the care emrdinator needs to be
consistent for the model to function effectively. The team will appreciate that

the young person needs a repertoire of coping strategies to negotiatkeir life

pathway, as frequently JIA patients will continue to have active disease into
adulthood. In some situations this sense of team may already be informally in
practice. The rationale for formalising this concept of team is to enhance the
youngpROOT T 60 OAT OA T &£ 1T x1 AOOEED AT A AAIT1TC
Positive examples could include tennis stars, or the young golfer Rory Mcllroy

who is an extremely talented golfer but to be successful on the world stage he

needs a personal supportteam to allow him to optimise his opportunities.

Other examples include that of a racing car pit stop creweach member with

their own speciality, each member integral to the teamRlease see Appendix 15

All of the crew members, in communication with lhe driver and each other, have

the aims of optimising and maintaining to peak performance level their race car

IT OEA OOAAES 4EA AT AT Ccu EO OEAO OEA
support team are responsible for endeavouring to ensure that the youngerson

is enabled to maximize their opportunities on their life track.

The aim of introducing the concept of a personal support team to young people
with JIA is to encourage a sense of control of the management of their condition
and to encourage preactive selfmanagement of their chronic condition from an
early age. A persorcentred model with a strong health promotion focus, the
aim also, is to improve health care organization and ultimately improve health

outcomes for the young people.
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6.6 Summary

The quality of life of young people was protected by many factors, including
friendship and social support. Social support in its many guises was a resource
that assisted the young people with JIA and their families adapt to living with
juvenile idiopathic arthritis. Internal and external coping strategies were
developed by the young people and their families to adapt to their particular
situation and were impacted by the severity of the flaraips. The cognitive
capacity to respond to disease flares wasat static. Often during these times
people mustered the energy to cope with their situation.Good communication
skills, a sense of partnership and collaboration with the health care team were
important factors in coping with the condition and improving the quality of life
of the family. Parents actively encouraged socialization of their young people
and maintaining peer relations even during adverse circumstances was
prioritized. Parents spoke about the unknown longerm impact of the
medications that were prescribed for their children. A riskbenefit analysis was
done by parents; however, the burden of responsibility of their decision making

caused mixed emotions and weighed heavily with the parents.

Changes in the organization of care some of themcostneutral, some of them
small, for example asking the young people direct questions relating to their
quality of life and their global welkbeing at each clinic visit- could make a
significant impact in building relations, building communication skills and
building a global picture of the young person. Other changes in service
organization, for example paediatric occupational therapy and paediatric
physiotherapy, require greater resources. However, these would be a good
investment in terms of enabling young people with JIA greater opportunity to
optimise their life potential and to contribute to society. The American
Academy of Pediatrics (2012) published a policy statement on patient and
family-A AT OAOAA AAOA AT A OEA 0 AdghikcanteEaAE AT 6 O
benefits. Many of the recommendations and suggestions could be useful not

only to Pediatricians but to other allied health care providers.
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Education was seen as important to gain qualifications to attain paid income, to
reduce the potential of the young person relying on longterm manual work for
income, and to improve their quality of life and their longterm life prospects
(Malvivya et al ., 2012) Young people with the chronic disease of juvenile
idiopathic arthritis need to optimise their life and health opportunities. To do
this they need a flexible pathway in place to access their healthcare ard
support team to assist them. The newer biologic medications have improved
the quality of life of young people with arthritis, notwithstanding the unknown
long-term side-effects of these medications. Reconfiguring the service
organization for young people with juvenile arthritis could also be
transformative. The publication of Standards of Care for juvenile idiopathic
arthritis (JIA) (BSPAR 2009) a benchmark document, and related guidelines for
screening for uveitis in juvenile idiopathic arthritis (BSPAR & RCOphth 2006)
provide a model of best practice in the provision of care for young people with
arthritis and their families. Thesestandards have been complemented by the
Arthritis and Musculoskeletal Alliance standards (ARMA) (2010) which aim to
improve the quality of life of young people with JIA, using a holistic approach to

care provision.

6.7 Conclusions

The quality of life of young people with the chronic disease of juvenile idiopathic
arthritis in this small exploratory study was positively comparable with a pee
group without JIA. Despite having difficulties, parents considered that globally
their children had a good quality d life. Clinicians acknowledgd the complex
health issues ofmany young people with JIA However, from the perspective of
many years in clinical practice they were of the view that the health outcomes,
functional status and quality of life of many youngeople with JIA had improved
significantly during the course of their clinical practice lifetime and were
projected to improve into the future as a direct response to the availability of
advancing techology, for example, genomic technology améwer medications
which may provide more targeted treatment in the future (Woo & Petty 2011).

These medicationshave been transformative in improving the quality of life of
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many young people with JIA however, the longterm outcomes of these

medications are unknown creating apprehension for families.

In general, service organization for young people with juvenile idiopathic
arthritis was not integrated or person-centred. Social support was found to be a
protective factor in buffering the impact of juvenile arthritis. A good team that
ET Al OAAA OEA Ui Ol ¢ DPAOOIT6O0 EAITEIU
educators to support them was a strong factor in adapting to and coping with

the impact of JIA.

This exploratory study examined the quality of life of youngpeople in Ireland
with juvenile idiopathic arthritis from the perspectives of the young people,
parents and clinicians and has contributed to the body of knowledge and

scholarship related to the quality of life of young people with this condition.

In condusion, it is important to state that since the commencement of this study
there have been a number of significant and exciting developments in care
provision in Ireland. At this time in 2012, a dedicated data base of JIA patients
has been initiated. Thereare two Pediatric Rheumatologists working in Ireland
with a possible appointment of another in the near future. Two Chairs in
Rheumatology one in University College Dublin and Trinity College Dublin have
been funded from signicant grants from Atlantic Pianthropies, support from
the pharmaceutical industry and the Health Service Executive. The British
Society for Paediatric and Adolescent Rheumatology (BSPAR) which has
significant links with Irish care providers published standards of care (BSPAR
2009). These standards provide a model of care which has the potential to

advance pediatric rheumatological care in Ireland exponentially.

Signifcant learning has taken place for the researcher relating to juvenile
idiopathic arthritis and its impact on the young person and their familes
through discussion with clinicians and through the literature. Methodologically

using a mixed methods approach required a very steep learning curve.

226

Al



Chapter 6: Discussion

Interviewing people in difficult circumstances provided an opportunity to
develop greater listening skills in order to optimize the potential of the
interview. Interviewing the clinicians was a totally different experience to
interviewing the young people and their familes. These required the capacity to
listen to their views but to engage them also with other viewsy those were
particularly enjoyable to do. The importance ofgood communications skills so

that the young people can manage and negotiate their journey with arthritis

into the future provided significant learning. Puting the project together and
CAOOETI C EO AAOI 60 OOEA A£ET EOEEI C 1 ETA
including academic supervisors and others who demonsated great generosity

of spirit - that too provided important learning.
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6.8 Limitations of the Study

6.8.1 Methodological Issues

Mixed Methods: Critics of mixed methods research can argue that the research
strategies were incompatible, with the resultant consequence of reduced value

of the research.

Small Scale: This was a small exploratory stady consequently the findings are

unlikely to be generalizable.

Sampling: The small size of the sample of respondents of the questionnaire to
young people who had JIA had the effect that the results of statistical tests that

were carried out were not statstically significant.

The small number of participants available to take part in the study has
implications for the reliability of the findings of the study. This is a limitation for
the generalizability of the study. The sample population interviewed inading
young people, their parents and clinicians all came from one geographical area

and may not reflect the challenges of other geographical areas.

Sequence of Interviews: The aim of the interviews with the young people was
to develop questions for ahealth services questionnaire only. The study could
have been improved theoretically if a sequence of interviews with the young
people had been done at different time intervals of the project. However, it is
acknowledged that access to the young people as problematic. Logistical

issues including time were factors in this situation.

Flexibility: The intended course of the research needed to be adjusted as a
consequence of small sample numbers. There was a need for flexibility and
adaptability in order to gain other insights into the quality of life of young

people with juvenile arthritis however, this could be interpreted as

OEi POT OEOAOQOEIT 10 AT UOEET C Gl AOGS j, OAEAO
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Questionnaire: The use of a questionnaire as a data collectiomethod has
positive strengths however it can provide decontextualized questions and
variables that limit the scope of the questionnaire. The questionnaire used was
developed to be age appropriate to the developmental level and cognitive level
of functioning of the young people, however the researcher had reservations
that the questionnaire was always sufficiently sensitive to capture the true

essence of the situation.

Issues Related to Validity and Reliability : Interpretation: there is no way to
be assired that the interpretation of the findings by the researcher accurately

capture the true meaning of what the respondents said.

6.8.2 Other Issues

Nature of JIA: The nature of juvenile idiopathic arthritis is such that it is
unpredictable and dynamic. TEEO OOOAU DPOI OEAAA A OO1 ADP
participants on a particular day, on a different day the views of the participants

could have been different.

6.9 Recommendations
The following recommendations for clinical practice and research are
underpinned by the principle of recognizing the importance of focusing on the

young person first and their arthritis second (Mc Donagh, 2008).

Pre-diagnosis can be a period of acute distress for families.

Recommendation: One person on the paediatric healtrae team to act as a co
ordinator or reference person for the young person and their family to explain
the plan of action, the diagnostic procedures and results. This -codinator

should liaise with the interagency health care team and the family.
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Post-diagnosis

Communications

Postdiagnosis, it is recommended that one person on the rheumatology health
care team act as a cordinator or reference person for the young person with
arthritis and their family. The ccordinator needs to be able to liaise withthe

interagency health care team and the family.

It is recommended that a model of care for young people with JIA from
childhood to adulthood to meet the needs of people in different settings be
developed. This could be assisted by more effective team darinteragency

collaboration through greater use of electronic media to provide more effective

and efficient data sharing and data record keeping.

It is recommended that clinicians listen to the young people andppropriate
communication strategiesare utilized to allow the young people to articulate
their opinions and contribute to decision making and avoid what Judd
jcnmmpdtxq OAEAOO OI AO OOEA bPiI AAOGAT O

The global health of the young person their quality of life, including their hetd
status and functional status needs to be systematically assessed at clinic
appointments. A more focused approach on the global health of the young
person by developing more health promoting interventions including healthy
eating, exerciseand reproductive health and life skills is recommended. A more
systematic approach to offering psychosocial support to a family when a child is

diagnosed with juvenile arthritis could also be of significant assistance.
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Medium Term Recommendations

It is recommended helth provider environments including Outpatientss 51 E OO
be more child/young person friendly.

As the young people are growing up there is a need to promote a sense of
transition from child to teenager. This would promote increasing responsibility,
by differentiating between child clinics, youth clinics and then young adult
clinics - separate times for child, youth or young adult clinics. This would assist
with avoiding the reinforcement of them as children. It would acknowledge
their age progression and tleir progressive responsibility for themselves and
their condition. It is acknowledged that this is not always possible when people
are travelling long distance to regional clinics but some efforts could be put in

place to differentiate between the groups.

Long Rerm Recommendations
Strategies to promote the successful transition of young people from a

paediatric system to an adult rheumatology system be implemented

Implications for Research

There is a gap in the literature relating to the quality of lifeof siblings of a
person with JIA. Paediatric rheumatologic diseases are relatively uncommon.
There is a need for large longitudinal multicentre epidemiologic research
studies to provide greater understanding of the disease and the factors that

trigger the disease and the impact on quality of life.
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APPENDIXT 4 AT TAEEIT 160 -1 AAT T &£ (AAI
4ATTAEEI 160 1T TAAT 1T &£ EAAT B POT I TOETT j$
overlapping areas of activity: healtheducation, health protection and

health prevention.

Adapted from Naidoo and Wills (2000)
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APPENDIX5: Garda Clearance

An Garda Siochana

An Laraonad Réamhscrudaithe Na nGardai, Garda Central Vetting Unit,
An Biuro Technil, Technical Bureau,
Ceanncheathrt na nGardai, Garda Headquarters,
Pairc an Fhionn-Uisce, Phoenix Park,

Baile Atha Cliath 8. Dublin 8.

Tel. / Teileafén (01) 6662566

Fax. / Facs (01) 6662584

Please quote the following Ref. No.
6683/05

Date: 22 August, 2005

Strictly Private And Confidential
This document should not be construed as Proof of No Convictions,
a Police Certificate, a Garda Reference or Garda Ciearance.

Ms Mary O’Hara

Galway
Dear Ms O’Hara

Re: Request under Section 4 Data Protection Act 1988 & 2003

| wish to refer to your request in the above matter and to inform you that a
search of the Garda Criminal Records Database was carried out .

The information which the Chief Superintendent Technical Bureau is required
to give you under Section 4, Section 5 subsection 1a of the Acts is enclosed. If
there are no enclosures, this means the Chief Superintendent Technical
Bureau from the information you provided has been unable to reveal any
personal data on you.

The searches were carried out on the basis of the identification particulars
supplied to this office as per your correspondence. If you think the information
enclosed, if any, is incorrect please write to the above address quoting the
reference number.

| wish to acknowledge receipt of € 6.35 request fee.

Yours sincerely,

fgwwk Bz -

Sergeant /
Central Vétting Unit

Page 1

Mission Statement:
To achieve the highest attainable level of Personal Protection, Community Commitment and State Security
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APPENDIX 6a: Ethical Approval from Hospitals

Letter removed for reasons of confidentiality and anonymity
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APPENDIX 6b: Ethical Approval from Hospitals

Letter removed for reasons of confidentiality and anonymity

302




APPENDIX 6¢: Ethical Approval from Hospitals

Letter removed for reasons of confidentiality and anonymity
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APPENDIX 6d: Ethical Approval from Hospitals

Letter removed for reasons of confidentiality and anonymity
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APPENDIX 6e: Ethical Approval from Hospitals

Letter removed for reasons of confidentiality and anonymity
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APPENDIX 6f:  Ethical Approval from Hospitals

Letter removed for reasons of confidentiality and anonymity

306




APPENDIX 6g: Ethical Approval from Hospitals

Letter removed for reasons of confidentiality and anonymity
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APPENDIX 6h: Ethical Approval from Hospitals

Letter removed for reasons of confidentiality and anonymity
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APPENDIX7: Interview Schedule with Young People

Interviews with Young People with Jia z Interview Schedule

(@)

Topics for discussion: Interviews with young people with arthritis
Aim: to develop questions for a health services questionnaire

1.

2.

In general, have you been satisfied with your health care provision?

Clinic Services

Co-ordination of services e.g. appointments

Communications between clinicians e.g. occupational therapy and rheumatology
Information about sources of support e.g. Arthritis Ireland,

Communication: Respect

Time to listen to you?

Your choices respected?

The way the doctors listened to your concerns
Understandable explanations?

Information about treatments

Information about medications

Environment

Access to clinic staff e.g. text, telephone,email, face-to-face meeting?
Waiting time at the clinic

Relationship with the clinic staff

Facilities for young people

Competency of clinicians

What is good ?

How could things be made better for you?
What is not so good?

How could things be improved for you?

GP - Services

How often do you go to the GP

Are you satisfied with the services? If so — what is good?
If not — how could things be improved for you?

Any other suggestions
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Details of Interviewees (b)

Appendix: Interviews with young people: details
Interviews with Young People: Venue

Number of Total
Interviews 10
Venue: Home: 06
Kitchen
Venue: Home: 02
Living-room
Venue: Hotel 02
Foyer/other

Interviews with Young People: Ages of Young People

Aged 12-18 years 09

Aged >18 years 01

Interviews with Young People: Parents in Attendance

Parent in attendance at location of 09
interview
Parent not in attendance at location of 01
interview
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APPENDIX 8:  Information for Participants with Arthritis

Information for Participants Version 2 Date 08.07.05

Quality of Life Issues - Juvenile Idiopathic Arthritis and Young People in Ireland Study
Aim of the research study:

To find out more about the quality of life of young people in Ireland who

have arthritis.

Why: There has been very little information collected from this group of young
people in Ireland.

Who: The aim of this research is to contact all of the young people in Ireland ages
12-18 with Juvenile Idiopathic Arthritis.

How: The information will be collected by asking young people with arthritis and
young people without arthritis to complete a questionnaire. The findings will
then be compared. Everything that is said will be treated in confidence and
participants will not be named in any research report, presentation or paper.
Participants can decide to stop being involved in the study at any time without
any disadvantage to themselves.

What type of questions will be asked:

Questions will be asked about the young person's life, for example, school,
social activities, family life. The group with arthritis will be also be asked
about treatment and their health care services

What will be the outcome of this research:

Hopefully, more will be learnt about the issues affecting young people with
this condition so that more appropriate supports can be identified and
recommended.

Information about the researcher:

The researcher, Mary O'Hara, is a Nurse-Lecturer at the National University
of Ireland, Galway who has a research interest in Juvenile Idiopathic
Arthritis. This piece of work is towards a PhD.

What Now
You are asked to complete the white questionnaire and sign the consent
form, also a Parent/Guardian must sign the consent form and return them to
Mary O'Hara in the stamped addressed envelope.

You are also asked to ask a friend without arthritis to complete the yellow
questionnaire and sign the consent form, also a Parent/Guardian must sign the
consent form and return them to Mary O'Hara in the stamped addressed
envelope provided.

Thank-you for taking the time to read this, if you have any queries please do not

hesitate to ask.

Every completed & returned questionnaire is very important and will make a
difference.  Thanks
Contact details: Mary O'Hara, Centre for Nursing Studies, National University of Ireland, Galway.
Tel: (091) 524411 ext:3684. e.mail: mary.ohara@nuigalway.ie
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Quality Of Life Questionnaire for Participants with Arth

(b)

Centre Number

Quality of life questionnaire for
Adolescents

Hello,

We would like you to answer some questions about how you have been feeling during the
past four weeks. These questions are about problems that young people with arthritis
might have. Please answer all the questions if you can. If you don't understand a
question or would prefer not to answer it, please leave it out and go on to the next one.

= Think back over the past four weeks when answering the
questions

= Choose the answer that fits you best and tick the appropriate box.

For example: /#
If you spend time with your friends 'very often’ you would tick the box as shown in this

example:
never | seldom | quite very | always
often often
Do you spend time with your O O O | O
friends?

O
If you make a mistake - fill in O O O . |

the whole square - as shown here

There are no right or wrong answers. It's what you think that matters.
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]

[Today's Date: __/__/ ___(day / month / yearj

Part A

Are you male or female? D female

D male
What is your date of birth? e Do Dede e
Day Month  Year

What kind of school do you attend?

(] National [C] 1 no longer go to school
] Secondary [] other

[] 6™ Form College

[ special School

What Class/Year year are you in at school?
5™ Class
6™ Class
1*' Year
2" Year
3" Year

Transition Year

Oo0gooogdo

4™ Year
5™ Year
In which country were you born? |:| in Ireland
|:| in a different country
Which one?
In which country was your mother born? |:| in Ireland

|:| in a different country
Which one?
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10.

11.

12.

13.

14,

In which country was your father born?

How well off do you think your family is?

Does your family own a car, van or truck?

Do you have your own bedroom?

During the past 12 months, how many times did you
travel away on holiday with your family?

How many computers does your family own?

How much do you weigh (without clothes)? *

How tall are you (without shoes)? *

(* A guess will do if you're not sure)

314

|:| in Ireland

l:’ in a different country
Which one?

[ very well off

[] quite well of f
[] average

[] not very well of f
[] not at all well off
[Ino

[yes

D yes, two or more
[Jno

[ yes

D not at all

[J once

|:| twice

[:l more than twice
[] none

[Jone

|:] two

|:| more than two

DDD pounds
l:l feet D inches



10

Part B

Think about the past four weeks...

Please tick one box on each line

Are you confident about your future?

Do you enjoy your life?

Are you able to do everything you want to do
even though you have arthritis?

Do you feel like everyone else even though you
have arthritis?

Are you free to lead the life you want even
though you have arthritis?

Are you able to do things without your parents?

Are you able to run and move as you like?

Do you feel tired because of your arthritis?

Ts your life ruled by your arthritis?

Does it bother you that you have to explain to
others what you can and can't do?
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never

a

seldom

=]

quite
often

a

very
often

Q

always

]



1

12

13

14

15

16

17

18

19

20

Think about the past four weeks...

Please tick one box on each line

Is it difficult to sleep because of your
arthritis?

Does your arthritis bother you when you play?

Does your arthritis make you feel bad about
yourself?

Are you unhappy because you have arthritis?
Do you worry about your arthritis?

Does your arthritis make you angry?

Do you have fears about the future because of
your arthritis?

Does your arthritis get you down?

Does it bother you that your life has to be
planned?

Do you feel lonely because of your arthritis?
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never

Q

seldom

Q

quite
often

Q

very
often

Q

always

Q



21

22

23

24

25

26

27

28

29

30

31

Think about the past four weeks...

Please tick one box on each line

Do your teachers behave differently towards
you than towards others?

Do you have problems concentrating at school
because of your arthritis?

Do you feel that others have something against
you?

Do you think that others stare at you?
Do you feel different from other children?
Do other kids understand about your arthritis?

Do you go out with your friends?

Are you able to play or do things with other
children/adolescents (e.g. sports)?

Do you think that you can do most things as well
as other children?

Do your friends enjoy being with you?

Do you find it easy to talk about your arthritis
to other people?
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never

a

a

seldom

Q

=]

quite
often

Q

]

very
often

Q

(m]

always

Q

]



32

33

34

35

36

37

About your medical treatment

Do you take any medicine for your arthritis?

[:] yes

[ Ino

If yes, please fill in the following questions

If no, then skip this section and go to section C

Think about the past four weeks...

Please tick one box one each line

Does having to get help with medication from
others bother you?

Is it annoying for you to have to remember your
medication?

Are you worried about your medication?
Does taking medication bother you?
Do you hate taking your medicine?

Does taking medication disrupt everyday life?
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never

u]

Q

seldom

Q

Q

quite
often

a

]

very
often

always



Now we would like to ask you about your arthritis. The first three questions are

Part C

about how much trouble you have had with your arthritis in the last year.

Please tick the appropriate box (V')

Q About symptoms...

In the last year
Please tick one box on each line

A

How often did you have problems with your
arthritis?

How severe was your arthritis during the last
year?

How often did you have pain in your joints or
muscles
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never

Q

not at all

Q

never

a few
times

Q

alittle moderately

bit

seldom

every
month

Q

Q

quite often

]

every

week

Q

‘ |
quite a

bit
Q

very
often

Q

daily

Q

extremely

=]

always

Q




10

1

About your arthritis ...

Think about the past four weeks...
Please tick one box on each line

Do you get exhausted easily?

Does arthritis make you feel too exhausted to
be with friends?

Do you hate being in pain?

Does it annoy you that the pain sometimes
comes on so suddenly?

Does pain stop you from doing what you want?

Does it bother you that you can't do all
sports/hobbies because of your arthritis?

Do you hate being restricted in movement?

Does it bother you that you have trouble
writing/drawing?

Do others understand that your symptoms
may change suddenly?

Do your friends understand that you may feel

poorly quite suddenly?

Do teachers understand that you sometimes
can't join in?

320

never

seldom

quite
often

Q

very
often

]

always



1 In gene:ml, how would you say your a o a a a
health is?

2 Have you felt fit and well? u] Q Q u] a
Have you been physically active (e.g. a a o a a

. running, climbing and biking)?

4 Have you been able to run well? Q m] Q u] a

5 Have you felt full of energy? Q a a a u]

6  Has your life been enjoyable? a u] m] Q Q
7  Have you been in a good mood? ] u] Q m] u]
8 Have you had fun? ] Q Q a a
9  Have you felt sad? Q Q Q a a
10 Have you felt so bad that you didn't a o o a a

‘want to do anything?
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1

12

13

14

15

16

17

18

19

20

21

22

23

Think about the past four weeks...
Please tick one box on each line

Have you felt lonely?

Have you been happy with the way
you are?

Have you had enough time for
yourself?

Have you been able to do the things
you want to do in your free time?

Have your parent(s) had enough time
for you?

Have your parents treated you
fairly?

Have you been able to talk to your
parent(s) when you wanted t0?

Have you had enough money to do
the same things as your friends?

Have you had enough money for your
expenses?

Have you spent time with your
friends?

Have you had fun with your friends?
Have you and your friends helped
each other?

Have you been able to rely on your
friends?

never

322

seldom

quite
often

Q

u]

very
often

Q

u]

always

Q



24 |Have you been happy at school? a a a a a

25 | Have you got on well at school? Q a a u] u]

2 Have you been able to pay o o o o o
attention?

27 Have you got along well with your o a o a a
teachers?
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Please tick one box on each line (v')

Please think about your health care

. excellent very good 0od fair or
services i 4 k&
In general, how \fvould you say your o a o Q o
health care services are?
quite very
never seldom SEien Srien always
[?oes your ou'rptln‘lenf clinic doctor a Q Q Q a
listen to your views?
3 | Does your GP listen to your views? a a a a u]
Do you have to wait more than two 0 a a a o

hours at routine outpatient clinics?

Has there been bruising or swelling
5 inyour hand or arm where you have . a a a Q
had blood taken?

Do you have to travel more than
forty miles /64 km (approx) to your a a a u] a
arthritis outpatient clinic
appointment?
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Q 7-10 Please tick one box on each line

10

1

12

13

14

15

Would more information about your
arthritis be helpful for you?

Would more information for your
teachers about juvenile arthritis
be helpful?

Would more information for your
friends about juvenile arthritis be
helpful?

Would it be helpful if you also met
other health professionals at your
routine arthritis outpatient
appointments?

Please tick (v) which health care
people it would be most helpful to

meet.
(Please tick more than one box if appropriate)

Would it be helpful if your
medications were free?

Would 'on line' prescriptions from
your doctor to your pharmacist be
helpful?

Would meeting young people your
own age with arthritis be helpful

Do you feel that you are treated
with respect by healthcare
professionals?

not at all

Q

Q

physio-
therapist

not at all

325

slightly

Q

Q

occupational
therapist

slightly

Q

moderately

Q

Q

clinical nurse

specialist

moderately

Q

very extremely
Q Q
Q Q
Q Q
Q Q
Q Q

eye doctor | other, please

state

very extremely
Q ]
Q Q
Q Q
Q ]



Please tick one box on each line high level | moderate slight
of benefit benefit benefit
16 | Which would be of benefit to you?

More information for the general public about
2 ; - a a a
Jjuvenile arthritis
Free medication a Q u]
Only very experienced people to take blood a Q Q
Grea‘rer" respect from Healthcare a a o
professionals
Doctors listening to my views a a a
On-line prescriptions a u] u]
One-stop shop clinics a Q a
One set of patient records that all Healthcare

; a Q Q
professionals work from.
Single contact person who is responsible for
co-ordination between departments for - - a
appointments of treatments .
Other suggestions: please state

Q

Thank you very much for helping us with the study.
Your answers will help us to find out more about the lives of

young people with arthritis |
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Information for Participants without Arthritis (c)

Information to Participants without Juvenile Idiopathic Arthritis  Version: 2 Date: 08.07.02

Quality of Life Issues - Juvenile Idiopathic Arthritis and Young People in
Ireland Study

Aim of the research study:

To find out more about the quality of life of young people in Ireland
who have arthritis.

Why: There has been very little information collected from this group of
young people in Ireland.

Who: The aim of this research is to contact all of the young people in
Ireland ages 12-18 with Juvenile Idiopathic Arthritis and compare the
findings with a group of young people who do not have arthritis. You
are being asked to be part of the group that does not have arthritis.

How: Young people without arthritis will be asked to complete a
questionnaire (yellow) and sign a consent form, also their
parent/guardian must sign a consent form. Everything that is said will
be treated in confidence and participants will not be named in any
research report, presentation or paper. Participants can decide to
stop being involved in the study at any time without any disadvantage
to themselves.

What type of questions will be asked:

Questions will be asked about the young person's life, for example,
school, social activities, family life. The group with arthritis will also
be asked about treatment and their health care services

What will be the outcome of this research:

Hopefully, more will be learnt about the issues affecting young people
with arthritis so that more appropriate supports can be identified and
recommended.

Information about the researcher:

The researcher, Mary O'Hara, is a Nurse-Lecturer at the National
University of Ireland, Galway who has a research interest in Juvenile
Idiopathic Arthritis. This piece of work is towards a PhD.

What Now
You are asked to complete the yellow questionnaire and sign the
consent form, also a parent/guardian must sign the consent form and
return them to Mary O'Hara in the stamped addressed envelope.

Thank-you for taking the time to read this, if you have any queries
please do not hesitate to ask.
Every completed & returned questionnaire is very important and will
make a difference. = Thank-you

Contact details: Mary O'Hara, Centre for Nursing Studies, National University of
Ireland, Galway. Tel: (091) 524411 ext:3684. e.mail: mary.ohara@nuigalway.ie
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Quality Of Life Questionnaire for Participants without
Arthritis

Centre

Quality of life questionnaire for
Adolescents

Hello,

We would like you to answer some questions about how you have been feeling during the
past four weeks. These questions relate o young people that do not have arthritis and
young people with arthritis. Please answer all the questions if you can. If you don't
understand a question or would prefer not to answer it, please leave it out and go on to
the next one.

= Think back over the past four weeks when answering the
questions

= Choose the answer that fits you best and tick the appropriate box.

For example: #

If you spend time with your friends 'very often’ you would tick the box as shown in this

example:
never | seldom | quite very | always
often often
Do you spend time with your O O O | O
friends?

If you make a mistake - fill in O O O E 4|

the whole square - as shown here

There are no right or wrong answers. It's what you think that matters.
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]

[Today's Date: __/__/__(day / month/ year‘j

Part A

Are you male or female? D female

D male
What is your date of birth? e Do Dede e
Day Month  Year

What kind of school do you attend?

(] National [C] 1 no longer go to school
] Secondary [] other

[] 6™ Form College

[ special School

What Class/Year year are you in at school?
5™ Class
6™ Class
1*' Year
2" Year
3" Year

Transition Year

Oo0gooogdo

4™ Year
5™ Year
In which country were you born? |:| in Ireland
|:| in a different country
Which one?
In which country was your mother born? |:| in Ireland

|:| in a different country
Which one?
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10.

11.

12.

13.

14,

In which country was your father born?

How well off do you think your family is?

Does your family own a car, van or truck?

Do you have your own bedroom?

During the past 12 months, how many times did you
travel away on holiday with your family?

How many computers does your family own?

How much do you weigh (without clothes)? *

How tall are you (without shoes)? *

(* A guess will do if you're not sure)

330

|:| in Ireland

l:’ in a different country
Which one?

[ very well off

[] quite well of f
[] average

[] not very well of f
[] not at all well off
[Ino

[yes

D yes, two or more
[Jno

[ yes

D not at all

[J once

|:| twice

[:l more than twice
[] none

[Jone

|:] two

|:| more than two

DDD pounds
l:l feet D inches



1 In gene.ml, how would you say your a o a a a
health is?

2 Have you felt fit and well? u] Q Q a a

3 Have' you been physicnl.ly' active (e.g. a a o a a
running, climbing and biking)?

4 Have you been able to run well? Q m] Q u] u]

5 Have you felt full of energy? Q Q [u] a a

6  Has your life been enjoyable? a u] m] Q Q
7  Have you been in a good mood? Qa Q a a m]
8 Have you had fun? Q Q Q a a
9 Have you felt sad? a u] m] a a
10 Have you felt so .bad that you didn't a o o a a
‘want to do anything?
4
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Think about the past four weeks...
Please tick one box on each line

1

12

13

14

15

16

17

18

19

20

21

22

23

Have you felt lonely?
Have you been happy with the way
you are?

Have you had enough time for
yourself?

Have you been able to do the things
you want fo do in your free time?

Have your parent(s) had enough time
for you?

Have your parents treated you
fairly?

Have you been able to talk to your
parent(s) when you wanted to?

Have you had enough money to do
the same things as your friends?

Have you had enough money for your
expenses?

Have you spent time with your
friends?

Have you had fun with your friends?
Have you and your friends helped
each other?

Have you been able to rely on your
friends?

never
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seldom

quite
often

Q

u]

very
often

Q

u]

always

Q
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