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Critically appraised paper: A bespoke multidisciplinary intervention is no more
effective than standard management for children with symptomatic joint

hypermobility for improving pain

Synopsis
Summary of: Bale P, Easton V, Bacon H, Jerman E, Watts L, Barton G, et al.
The effectiveness of a multidisciplinary intervention strategy for the
treatment of symptomatic joint hypermobility in childhood: a rando-
mised, single centre parallel group trial (The Bendy Study). Pediatr
Rheumatol Online J. 2019;17:2.

Question: In children with symptomatic childhood joint hypermobility,
does a bespoke, individualised, multidisciplinary intervention package
delivered in clinical, home and school settings, compared with standard
management, improve child-reported pain from baseline to 12 months?
Design: Randomised controlled trial with concealed allocation and blin-
ded outcome assessments. Setting: Single-centre, tertiary hospital in the
United Kingdom. Participants: Children aged 5 to 16 years with symp-
tomatic childhood joint hypermobility, who had musculoskeletal pain in
one or more areas of the body for . 3 months and met Bulbena or
Beighton criteria for hypermobility. Children were excluded if they had
inflammatory joint disease, heritable disorders of connective tissue, other
chronic illnesses or the clinician judged them as unable to complete the
protocol. Randomisation of 119 participants allocated 59 to the individ-
ualised intervention group and 60 to the standard management only
group. Interventions: Both groups received standard management, which
included a single appointment with a paediatric rheumatologist who
provided verbal advice on pain management, muscle strengthening and
appropriate activities, with referral to allied health as needed. In addition,
the intervention group participated in three individualised physiotherapy
sessions at the hospital, an occupational therapy session at the hospital
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and at home and a joint physiotherapy and occupational therapy school
visit, with children given individualised exercises, advice and equipment
depending on their needs. There were five visits over 8 weeks. Outcome
measures: The primary outcome was the change in child-reported pain
using the Wong Baker faces pain scale from baseline to 12 months. Sec-
ondary outcome measures were parent-reported pain on the visual
analogue scale, physical function, quality of life, coordination, and grip
strength at 3 and 12 months. Results: 105 (92%) participants completed
the study up to 12 months. At 12 months, children in both groups re-
ported less pain; however, there was no substantial between-group dif-
ference on the 0-to-5 Wong Baker faces pain scale (MD 0.01, 95% CI 20.66
to 0.69). From baseline to 3 and 12 months, both groups improved in
parent-reported pain, grip strength and coordination, but not quality of
life or patient-reported physical function. There was no substantial
between-group difference for any secondary outcome. Conclusion: An
individualised multidisciplinary intervention delivered in the clinic, home
and school did not improve pain, strength or coordination more than
standard management for childrenwith symptomatic joint hypermobility.
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Individuals diagnosed with symptomatic hypermobility more frequently
seek healthcare services. The peak age of diagnosis is during the paediatric
years.1 Subtypes of children with symptomatic hypermobility have been
shown in two separate Australianpaediatric cohorts;2,3 one subtype primarily
presents with only musculoskeletal complaints. However, children with
greatermultisystemiccomplaintshaveworse functionaloutcomesandquality
of life in the long-term.4 Experts recommendmultidisciplinarycare to address
a child’s impairments, such as pain, activity limitations and participation re-
strictions in both the home and school environments.5

The Bendy study is the first randomised controlled trial to assess the
efficacy of coordinated multidisciplinary care to reduce the musculoskeletal
pain of children with symptomatic hypermobility. The prevalence of multi-
systemic symptoms was not reported. Improvements in pain intensity were
found at 1 year in both groups. No difference in pain intensity was found
between children after receiving multidisciplinary care, compared with
standard care in which 60% of children also received at least one therapy
visit. Similar to previous findings,6 the Bendy study confirmed that im-
provements were seen following interventions, but the specific type of
intervention did not alter the musculoskeletal pain outcomes.

In summary, this study demonstrated that children with musculo-
skeletal complaints and hypermobility seeking specialist healthcare
services had a reduction in their pain 12 months later. The addition of
specialised multidisciplinary input did not improve pain outcomes
beyond that of standard care which, for most children, included therapy
sessions. The effectiveness of multidisciplinary input to reduce pain,
improve function and quality of life for children with musculoskeletal and
multisystemic symptoms remains unknown.
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