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Abstract

Objectives: We aimed to describe patients’ attitudes and experiences of transition from paediatric to
adult healthcare in theumatology to inform patient-centred transitional care programs.

Methods: We searched MEDLINE, Embase, PsycINFO, CINAHL to August 2019 and used thematic
synthesis to analyse the findings.

Results: From 26 studies involving 451 people with juvenile-onset rheumatic conditions we identified
six themes: a sense of belonging (comfort in familiarity, connectedness in shared experiences,
reassurance in being with others of a similar age, desire for normality and acceptance); preparedness for
sudden changes (confidence through guided introductions to the adult environment, rapport from
continuity of care, security in a reliable point of contact, minimising lifestyle disruptions);
abandonment and fear of the unknown (abrupt and forced independence, ill-equipped to hand over
medical information, shocked by meeting adults with visible damage and disability, vulnerability in the
loss of privacy); anonymous and dismissed in adult care (deprived of human focus, sterile and
uninviting environment, disregard of debilitating pain and fatigue); quest for autonomy (controlled and
patronised in the paediatric environment, liberated from the authority of others, freedom to
communicate openly); and tensions in parental involvement (overshadowed by parental presence, guilt
of excluding parents, reluctant withdrawal of parental support).

Conclusion: Young people feel dismissed, abandoned, ill-prepared and out of control during transition.
However, successful transition can be supported by preparing for changes, creating a sense of
belonging and negotiating parental involvement and autonomy. Incorporating patient-identified
priorities into transitional services may improve satisfaction and outcomes in young people with

juvenile-onset rheumatic conditions.
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Key messages
e Young people transitioning in theumatology feel abandoned, dismissed and afraid amongst
adults with visible disabilities.
e (Gradual preparation for autonomy, psychosocial support and a sense of belonging can nurture
successful transition.
e (Qualitative evidence synthesis could further inform the provision of patient-centred transition

services in theumatology.



Introduction

Transition from paediatric to adult care is a complex process that presents multiple challenges for
young people with juvenile-onset rheumatic diseases. These conditions often persist into adulthood, and
include ongoing disease activity, comorbidities, burden of treatment and impaired psychosocial
functioning (1-5). The transition period coincides with a vulnerable time in young peoples’ lives when
major biopsychosocial changes are occurring (6). Accordingly, transition is associated with
discontinuity of care, medication non-adherence, increased hospital admissions, anxiety, depression and

disease activity (5, 7-9).

Transition is defined as ‘the purposeful, planned movement of adolescents and young adults with
chronic physical and medical conditions from child-centred to adult-oriented health-care systems’ (10).
‘Transfer’ is a single event, whereas transition is a process that continues even after transfer into adult
care. The need for comprehensive transitional care support is recognised by national and international
societies (11-14). However, the provision of transitional care in rheumatology remains suboptimal (15,
16) with limited evidence on the perspectives of young people regarding transition (17). In
rheumatology, approximately half of patients are lost to follow up after transfer (7, 8, 18). Surveys
amongst paediatric and adult rheumatology health practitioners identify issues in providing adequate
transition support including low provider familiarity with transition resources and recommendations,

inadequate training and limited clinic time (16, 19).

A synthesis of primary qualitative studies can offer broader understanding of young people’s
perspectives on transition across different contexts. The aim of this study was to describe patients’
attitudes and experiences of transition from paediatric to adult care in rheumatology to inform patient-

centred transition services.



Methods

We used the Enhancing Transparency of Reporting the Synthesis of Qualitative research (ENTREQ)

framework for this study (20).

Selection criteria

Qualitative studies that reported the attitudes and experiences of patients (aged >10 years) with
juvenile-onset rheumatic conditions (e.g. arthritis, connective tissue disease, vasculitis) of transition
from paediatric to adult care were eligible. We excluded abstracts, non-primary research (e.g. reviews)

and non-English language publications to avoid misinterpretation of linguistic nuances.

Data sources and searches

We searched MEDLINE, Embase, PsycINFO and CINAHL from database inception to 30" August
2019. The search strategy is provided (Table S1). We also searched Google Scholar and dissertation
databases (Dart-Europe E-Theses Portal and ProQuest). AK and FN screened all titles and abstracts and

reviewed potentially relevant full text articles.

Comprehensiveness of reporting

We evaluated the comprehensiveness of reporting using a modified version of the consolidated criteria
for reporting qualitative health research framework (COREQ) (21). The criteria include items regarding
researcher characteristics, participant selection, data collection, analysis and reporting. Each study was
independently assessed by two reviewers (AK, FN, DT or CH). Discrepancies were resolved by

discussion or a third reviewer if required (AT).



Synthesis of findings

We used thematic synthesis for data analysis (22). AK inductively identified concepts and discussed the
preliminary coding framework with co-authors (AT/FN/DT/KT/GM). We imported all participant
quotations and text from the results and discussion into HyperResearch (ResearchWare, INC 2015
version 4.0.1). AK performed line-by-line coding into themes and subthemes, refining and adding new
concepts as they arose. AK/DT/CH/AT developed a thematic schema illustrating the conceptual links

amongst themes.

Results

Literature search and study descriptions

From 2302 studies, we included 26 studies with 451 participants from 11 countries (Figure 1). The
majority were female (n=315, 70%) and had juvenile idiopathic arthritis (JIA, n=302, 67%). The other
conditions included were systemic lupus erythematosus (SLE), dermatomyositis, mixed connective
tissue disease and scleroderma. Eight (31%) studies included adolescents (aged 10-18 years), four
(15%) included young adults (aged 19-25 years), ten (38%) had both, and four (15%) did not specify

participant age. Table 1 and Table S2 summarise the characteristics of included studies.

Comprehensiveness of reporting

Studies reported between 6 to 22 of the 26 items in the modified COREQ framework (Table 2). Data

saturation was reported in 11 (42%) studies, investigator triangulation in 23 (88%) studies, and member



checking in 4 (15%) studies. Twelve studies (46%) provided broad and deep insights into patient

perspectives of transitional care.

Synthesis

We identified six themes: a sense of belonging, preparedness for sudden changes, abandonment and
fear of the unknown, anonymous and dismissed in adult care, quest for autonomy and tensions in
parental involvement. The following section contains descriptions of each subtheme. Illustrative

quotations (Table 3) and a thematic schema (Figure 2) are provided.

A sense of belonging

“He (paediatric specialist) was like another dad to me... And I knew that he wouldn’t do anything for

me that he wouldn’t do for his own kid. ”(33-year-old female with SLE) (33)

Comfort in familiarity: Some young people considered their paediatric rheumatologist to be as close as
family, someone who knew their “whole life” history (31). They described paediatric wards as a
“second home” (26) where they met friends and enjoyed social activities. They were upset about having
to leave their trusted, supportive paediatric rheumatologist who respected their opinions through a well-
established relationship. They felt reassured if their paediatrician was positive and confident that the

adult service would provide high quality care.

Connectedness in shared experiences: Some young people felt like “the only person on earth” (29) with
their condition. Adolescents craved connection, understanding and support and looked forward to
meeting people with similar experiences at transition clinics or support groups organised by their

healthcare providers. Self-management programs that included videos of adolescents with JIA from



different countries, or programs that included online discussion forums helped reduce isolation. Young
people felt reassured by peer mentors (i.e. older patients) who gave them hope of being successful with

further education and employment.

Reassurance in being with others of a similar age: Some older patients felt uncomfortable in a
paediatric setting amongst “teddies and rattles and dolls” (27), and unable to be “grown up” in an
environment designed for “babies and kids” (27, 37). However, they also felt misplaced in adult care

amongst older adults and hoped to see young people in adolescent-focused clinics and wards.

Desire for normality and acceptance: Some people avoided taking medications in front of friends,
worried about disclosing their illness, felt disappointed about missing out on social activities, and
adolescents with SLE experienced being bullied because of the physical impacts of their condition and
prednisone use. They lacked confidence in undertaking further education or seeking employment
because of physical limitations and the experience of being discouraged by teachers, employers and
careers advisers who they felt underestimated their potential. They wanted transition clinics to provide
careers advice and advocacy at work or school. Adolescents wanted to know how to discuss their
illness with friends and teachers, and young adults with their partners and employers. To protect their
sense of normality, some avoided illness-related websites and support groups that had been suggested
in transition programs. Some older patients avoided attending rheumatology clinics or taking

medications when they felt well to forget about their illness.

Preparedness for sudden changes

“..when you re jumping from pillar to post, like  was seen by six doctors in one year, then I just didn’t

want to talk to them, but if you stay at the same doctor you tend to get a bit closer.” (Adolescent with

JIA) (27)



Confidence through guided introductions to the adult environment: Y oung people appreciated being
introduced to the adult healthcare team, clinic and ward prior to transfer through an information night,
introductory folder/poster or an adult clinic visit with a nurse. They wanted to know the duration and
frequency of consultations, medication and joint injection procedures including the use of sedation,
changes in health insurance (some people in the United States lost health insurance coverage in adult

care), service availability and access (e.g. hydrotherapy).

Rapport from continuity of care: Young people wanted to see the same adult rheumatologist and nurses
to build a relationship with them. Having the flexibility to book extra consultations between
appointments in adult care helped maintain continuity. During transition, young people wanted access
to their paediatric rheumatologist for reassurance. They valued joint clinics with the paediatric and

adult rheumatologist.

Security in a reliable point of contact: Some appreciated having a friendly transition co-ordinator,
described as a “personal advisor” (47) who provided advice about alcohol, contraception, sports, self-
image and medications. They preferred face-to-face contact which was more interactive and personal
than written or online materials. The co-ordinator motivated confidence in self-management, helped
build an immediate connection with the adult team, and reduced confusion about who to contact when

1n Crisis.

Minimising lifestyle disruptions: Having to contend with an uncertain prognosis (e.g. disease flares,
complications) and treatment burdens, adolescents’ (particularly those with SLE) wanted transition to
be minimally intrusive and fit their preferences and lifestyle. They wanted flexible appointment times
to reduce interruptions to school and work, and to attend family vacations and school events. They

preferred receiving appointment reminders through text messaging, rather than calls or emails. Online



resources for self-management or to store and share health information with healthcare providers

needed to be easy, fun and visually appealing.

Abandonment and fear of the unknown

“When I turned 18, I received a letter in the mailbox. It informed me that I was to report to a
completely different hospital for my next check-up. And that was it... not even a single ‘good-bye’ from

the doctor I had had for 10 years” (26-year-old female with JIA) (26)

Abrupt and forced independence: A sudden and unprepared transfer caused young people to feel
abandoned, vulnerable, lost and alone in their new environment. They wished to be informed earlier
about when transfer would occur, how long it would take, and to have a say in the timing. This
provided a sense of control and ensured that transfer occurred when they were emotionally and

physically stable and confident in their level of independence.

1ll-equipped to hand over medical information: Young people felt unable to handover medical
information to new doctors, nurses and allied health professionals. Some relied on their parents to
upkeep their health information and described themselves as being too “lazy” (42) to record and relay
their medical history. Patients suggested having a written clinical summary, joint paediatric/adult
clinics or providing them a copy of clinical notes. For some, poor coordination of information led to

delays in transfer, cancelled appointments and discontinuation of care.

Shocked by meeting adults with visible damage and disability: People with JIA wanted to be warned

about seeing older adults who had visible disabilities in adult outpatient waiting rooms. They were

afraid that this was their inevitable fate. People with SLE were unsettled in sleeping alongside older
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patients. Although at times, sharing an inpatient room with older adults enabled supportive

relationships to form.

Vulnerability in the loss of privacy: Young people were afraid to communicate online with strangers or
with healthcare providers through social media as they valued privacy. During transition, they preferred
meeting peers face-to-face for support groups and to use secure, credible websites affiliated with
medical institutions for online transition programs that involved communicating with their healthcare

team.

Anonymous and dismissed in adult care

“Everybody was very friendly when [ was a child... and suddenly I was treated as an adult... it felt a bit

cold and rigid.” (Adolescent with JIA) (50)

Deprived of human focus: Young people felt like “objects on a conveyer belt” (26) in an adult clinic
that was “business-like” (38) and rushed. They wanted to be supported in their daily lives, aspirations,
and discuss the psychological, vocational, educational and social impacts of their disease. Although
some enjoyed the efficiency of adult care, others felt the sole focus was on their joints and medications

and perceived lower levels of empathy, expertise and resources.

Sterile and uninviting environment: The unwelcoming and impersonal atmosphere in the adult
outpatient clinic contrasted the warm and friendly paediatric clinic. Adult services were difficult and
cumbersome to navigate as they were spread over different locations. Unlike the paediatric inpatient
ward which had social and leisure activities, “nothing happened” on the adult ward and young people

felt lonely and anonymous (26).

11



Disregard of debilitating pain and fatigue: Y oung people experienced problems with not being taken
seriously when they felt fatigue or pain by adult doctors. This reduced their self-confidence and made

them question the validity of their own symptoms.

Quest for autonomy

“I enjoy it [the adult service] because now I can say what I want to say and what I think is important...

1t felt like you were grown up.” (18-year-old female with JIA) (37)

Controlled and patronised in the paediatric environment: Some young people felt that health
professionals who knew them as children were unable to treat them as adults. People with SLE wanted

a full explanation of their disease prognosis and treatment options to be involved in decision-making.

Liberated from the authority of others: Young people felt surprised and empowered by the freedom,
responsibility and autonomy in adult care. They enjoyed being spoken to directly, making therapeutic
decisions, and attending appointments alone or with their partners. Although some adolescents felt
afraid and reluctant to move to adult care, after transition, some young adults felt the timing was

appropriate and “no big deal” (38).

Freedom to communicate openly: Young people would seek opportunities to discuss sensitive issues
with their providers without parental presence. This could include discussing medication non-
adherence, relationships, alcohol, drugs and university life. They suggested having drop in clinics to be

able to do this and appreciated doctors who asked parents to sit out of the consultation.

Tensions in parental involvement

12



“If [my parents] are there, [the consultant] just ignores me, talks to them and I just come out and don’t

feel anything’s been achieved” (Adolescent with JIA) (27)

Overshadowed by parental presence: Patients, especially young adults, felt frustrated and undermined
if the doctor relayed information about medications and tests only to their parents. Some chose to attend
the clinic alone to force their doctor to speak with them directly. Young adults emphasised the
importance of adolescents practicing attending clinics independently and learning about their

treatments.

Guilt of excluding parents: Young people were unsure of how to tell their parents they no longer
needed them in the clinic. Some felt obliged to invite their parents to their appointment if they had
driven them. They were mindful of their parents’ struggles with relinquishing control and worried about

hurting their feelings and appearing ungrateful of their support.

Reluctant withdrawal of parental support: Some young people were shocked and uncomfortable if
parents were not allowed to attend appointments with them in the adult clinic, especially on their first
visit. Parental presence helped them gain confidence in communication and build trust with their new
provider. Parental support was particularly needed during medication changes, joint injections, or for
people with SLE - when they felt “really, really sick” (32). Some patients completely depended on their

parents for managing medications and health information.

Discussion

Some adolescents felt abandoned, disconnected and vulnerable in adult care. They were shocked to
meet adults with visible damage and disabilities in waiting rooms. Some felt their debilitating

symptoms were dismissed by their new clinician. A gradual introduction to the new system, including

13



thorough explanation of differences such as joint injection procedures, continuity of care and having
access to a transition co-ordinator, helped them prepare for the major changes and skills needed for
independence. The transition service needed be minimally disruptive, age-appropriate and address
issues young people faced with their daily lives as they already had to contend with uncertain prognosis
and treatment burdens and needed a sense of connection and belonging within and outside of their
healthcare setting. Young people felt conflicted between wanting autonomy and negotiating changing

relationships with their parents and clinicians.

We found some differences by country, rheumatological condition and age of participants. People in the
US were concerned about changes to insurance, which impacted access to emergency care and
medications in the adult setting. People with SLE indicated that the unpredictable disease course,
burden of multiple medications and bullying at school disrupted daily living. They emphasised the need
for transition services to provide better education about disease prognosis, involvement in treatment
decision-making, advocacy and education at school, and parental presence in clinics when they were
very unwell. People with JIA wanted to be warned about adults with visible damage and disability in
waiting rooms. Adolescents expressed a greater need to meet people with similar experiences than

young adults who had established peer support groups (25).

Young people with other chronic conditions, including diabetes, chronic kidney disease, HIV,
congenital heart disease, sickle cell disease and cystic fibrosis have voiced similar perspectives and
experiences of transition (51-53). The familiar and friendly paediatric services are in contrast to the
impersonal and disease-focused adult service. They valued continuity of care with the adult physician,
continued access to the paediatrician, peer support, transfer of health information and being given
control of the timing of transfer. An observational study in young people with other chronic conditions
found that their satisfaction with parental involvement, promotion of health self-efficacy, and meeting

the adult team before transfer were transitional care features associated with improved outcomes (54).

14



Our findings also reflect and explain the role and impact of these factors in rheumatology. Concepts
unique to rtheumatology in this review included the need for information and parental support in adult
care when joint injections are required, feeling confronted in seeing adults with frightening effects of
their arthritis in waiting rooms, and feeling that symptoms of pain or fatigue were dismissed in adult

carc.

We used a sensitive search strategy, software to facilitate a systematic and auditable approach to
analysis, and investigator triangulation to ensure that the findings reflect the full range and depth of
data from the primary studies. However, there are some potential limitations. The majority of studies
were from high-income countries with English-speaking participants. Most participants had either JIA
or SLE. The transferability of the findings to other settings and populations that were not included is

therefore uncertain.

Transition from paediatric to adult health services occurs in parallel to major physiological and
psychosocial developmental changes. Accordingly, transition services need to be developmentally
appropriate and support the unique needs of a population undergoing pubertal, social, vocational,
emotional and cognitive transitions. To address this, guidelines have recommended optimal
components of transitional care programmes (11-13). The European League Against Rheumatism
(EULAR)/Paediatric Rheumatology European Society (PReS) developed 12 standards and
recommendations for transitional care of young people with juvenile-onset rheumatic diseases. This
includes high-quality, holistic, multidisciplinary care starting in early adolescence, transition co-
ordinator, protocols and policies, efficient and direct communication, transfer documentation, an open
electronic platform with transition resources, training for paediatric and adult healthcare professionals,
secure funding and the need for further research to inform best practice (12). The World Health
Organisation and GRADE (Grading of Recommendations, Assessment, Development and Evaluations

— a framework for grading the quality of evidence for use in clinical practice guidelines) recommend
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incorporating qualitative evidence synthesis to inform the values and preferences, acceptability,
feasibility and equity of guideline recommendations (55-57). Incorporating findings from this

qualitative systematic review could enhance future transition guidelines in rheumatology (Figure 3).

Some strategies highlighted in this review that are not addressed in current guidelines include: 1)
Introduce — The paediatric rheumatologist introducing the adult healthcare team with confidence, 2)
Inform - Providing comprehensive information on the differences in the adult setting (e.g. encountering
adult patients with damage and disability in waiting rooms, joint injections procedures and changes in
service availability such as hydrotherapy), 3) Empower - Providing guidance, training and opportunities
to manage parental relationships and the ability to attend adult clinics independently, 4) Transfer —
Allowing the timing of transfer to be flexible, patient-controlled and avoiding times of disease flares or
medication changes and 5) Support — Advocacy at school and work to reduce bullying and

discrimination.

Medication adherence is particularly challenging during transition. A survey of parents of older
teenagers with juvenile myositis showed that only 51% were deemed responsible enough to take
medications without being reminded (58). A cross-sectional survey of people aged 13-20 years with
various rtheumatic conditions showed only 54% reported full adherence to medications in the previous
week (59). Our review showed that some young people continue to rely on their parents’ reminders to
take medications in adult care and may be more comfortable discussing non-adherence with clinicians
without parental presence. They wanted to be more informed and involved in treatment decision-
making and be presented with information about medications face-to-face. A brief transition
programme for adolescents with JIA showed no effect on medication adherence (47). However, young
people develop self-management skills with increasing age (58-60), and many continue to develop
these skills after the age of 18 (61). Therefore, young people need to be supported in achieving mastery

of self-management including medication management even beyond the age of transfer.
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Transition to adult care in rheumatology is challenging for young people who feel suddenly abandoned,
ill-prepared and fearful of the differences in adult-based healthcare that can be dismissive and
impersonal. Creating an environment that promotes a sense of belonging, provides person-focussed and
comprehensive care, and a gradual preparation for independence could enhance the young people’s

experience of transitional care and lead to better health-related outcomes into adulthood.
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