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Case Report

Bicipital synovial cyst in poly-articular juvenile idiopathic
arthritis
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Abstract

Background: Large synovial cysts are rare in juvenile idiopathic arthritis (JIA). They are usually located in popliteal area. Bicipital cyst is uncommon and has been
described in systemic onset of JIA during an inflammatory attack. We describe the presentation and clinical course of bicipital synovial cyst occurring in patient with
polyarticular subtype of JIA. In our knowledge, it’s the first case reported.

Case presentation: Our patient had an active disease with high level of biological inflammation. After ruling out the infectious origin of the cyst, the diagnosis was
confirmed by ultrasonography revealing a liquid nature of the formation and magnetic resonance imaging showing the continuity between the shoulder’s joint effusion
and the cyst. A complete resolution was obtained 4 weeks after control inflammation using high dose of anti inflammatory drugs (prednisone 1mg/kg/d, indomethacin

3 mg/kg/d).

Conclusion: Bicipital cyst is an unusual condition of JIA, extremely rare in polyarticular form. His etiology remains poorly understood. Our Patient had a high
level of biological inflammation as in systemic subtype. The diagnosis is confirmed by ultrasonography. Magnetic resonance imaging may be helpful in case of doubt.
The treatment is no specific and based on the control of the disease activity. Even though bicipital cyst is rare manifestation of JIA, it should be considered as a

complication of active disease related to inflammatory phenomena.

Abbreviation: JIA: Juvenile Idiopathic Arthritis ; JADAS: Juvenile
Arthritis Disease Activity Score

Background

Synovial cysts are common in juvenile idiopathic arthritis (JIA).
They are usually small, and preferentially located at the wrists and the
popliteal region. Synovial cysts in other locations and/or with atypical
extension are less common [1]. Bicipital involvement is a very rare
condition of JIA. It occurs during an inflammatory attack phase. We
describe on case in a child followed for polyarticular JIA diagnosed
according to the Edmonton criteria [2].

Case presentation

This 9 years-old boy has been followed since the age of 7 for
seronegative polyarticular juvenile idiopathic arthritis (negative
rheumatoid factor, anti-citrullinated peptide antibodies and antinuclear
antibodies) and treated with ibuprofen 40 mg/kg/day and methotrexate
0,5 mg/kg /week. Marked of swelling of the right arm without associated
fever developed over a 1month period of time and was initially thought
to be a bacterial or mycobacterial soft tissue abcess. Doppler ultrasound
demonstrates cystic structure with echoic content measuring 60 x 32
x25.5 mm (Figure 1) without an associated joint effusion. The structure
was aspirated, and a purulent fluid was extracted that contained many
neutrophils and led to the resolution of the swelling. The Gram stain of
the fluid was negative for any organism and the cultures were sterile.
Further laboratory evaluation was notable for a sedimentation rate of
56 mm, C reactive protein of 256 mg /1, and platelet count of 795 000
elements / mm3. The tuberculin skin test and QuantiFERON assay
were negative. A 10 day course of antibiotic therapy with ampicillin
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/sulbactam and amikacin was given. The swelling recurred after 15
days of completing the antibiotic therapy and the diagnosis of abscess
was favored over that of a bicipal synovial cyst based on the magnetic
resonance imaging findings (Figure 2) which showed a cystic formation
of the superficial soft tissues in continuity with an articular effusion
shoulder that was not visualized on ultrasound imaging studies. A
biopsy was performed. The pathology report was consistent with cystic
fibrous formation containing mononuclear inflammatory elements
that is lined by flattened regular unistratified epithelium consistent
with a bicipital cyst. The patient was treated with indomethacin 3 mg/
kg/ day and prednisone 1 mg/kg/day with a tapering regimen and
followed by maintenance of methotrexate. This led to to complete
involution of the cyst within a 4 week period of time. 19-months after
initial presentation the presence of extensive joint involvement was
noted and the medication regimen was intensified with the addition of
etanercept and tocilizumab, as well as intra-articular infiltration of the
right knee with triamcinolone hexacetonide. This treatment, allowed
a normalization of the inflammatory balance and a partial remission
with a Juvenile Arthritis Disease Activity Score JADAS 27 at 15.5,
estimated at the onset of illness at 22.4.
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Figure 1. Ultrasound of right arm. A well limited formation with finely echoic content measuring 60 x 32 x 25.5 mm, with posterior reinforcement (Red arrow)

Figure 2. MRI of right arm. Cystic formation of the soft tissues of the anterior oblong right angle brachial box, well defined, with T1 hyposignal content (A), with T2 hypersignal (B). This
formation communicates with the joint and with the articular effusion of the shoulder (C) via late posterior superior limb (yellow arrow), associated with axillary and para-diaphysial cysts

(D). Gleno-humeral synovial thickening is associated with contrast enhancement after gadolinium injection (E)
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Discussion and conclusions

A bicipital cyst is a rare condition seen in patients with juvenile
idiopathic arthritis (JIA) in contrast to other more common synovial
cysts [1,3]. Only 15 cases have been published in the literature since
1978 [3-8]. It occurs most commonly in an inflammatory context
of systemic JIA [3,5] as noted in reported cases above [3,5,7,8]. This
case is unusual in that this patient is the first case of a bicipital cyst
with underlying polyarticular JIA. This such complication can be
confounded with tumors or soft tissues infections leading to rule out
all the diagnosis be supposed as it has been done in our case [1]. The
etiology of the bicipital cyst formation remains poorly understood. Two
hypotheses are suggested including the presence of a synovial effusion
from the adjacent joint through the bicipital tendon sheath following
a rupture or production in situ by the membrane lining the sheath of
the bicipital tendon after its extension from the synovial joint during
an inflammatory phase [3,9]. Our patient’s lesion is likely related to the
first hypothesis given the presence of the effusion of the shoulder and
the continuity gap highlighted on the MRI. In both clinical scenarios,
a good response to the various drugs with anti-inflammatory effects
and the absence of constitution during the remission phase suggest the
role of pro-inflammatory cytokines in the genesis of this complication.
Control of the JIA activity appears to be the leading means by which to
treat this finding.
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