Case Report / Olgu Sunumu

Bladder Dysfunction in Behcet's Disease
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ABSTRACT

Behcet’s disease (BD) is a systemic vasculitis usually seen in young adults, which affects both venous and arterial vessels of the vascular system.
Its etiology is still unknown. The patognomic symptoms are recurrent oral aphtae accompanies with at least two of these; positive pathergy test,
skin lesions, recurrent genital ulcers and lesions in the eye. Urogenital involvement usually consists of genital ulcers, urethritis, epididymitis and
recurrent cystitis. Bladder involvement is extremely rare and only several cases have been reported. The findings suggest that neurogenic bladder
due to neuro-Behget disease is characterized uro-dynamically by overactive detrusor in storage phase and detrusor sphincter dyssynergia in
voiding phase 12. We aimed to present several aspects of bladder involvement of Behcet disease in this case report.
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oz

Behcet Hastaligi, vaskuler sistemin hem arteryel hem de vendz damarlarini tutan, genellikle genc eriskinlerde gorilen sistemik bir vaskdlittir.
Etyolojisi halen bilinmemektedir. Patognomonik belirtileri; rekirren oral aft ile birlikte pozitif paterji testi, deri lezyonlar, reklrren genital tlser-
ler ve gdz lezyonlarindan en az ikisinin varligidir. Urogenital tutulum genellikle genital iilserler, Gretrit, epididimit ve rekiirren sistiti icerir. Me-
sane tutulumu oldukca nadirdir ve sadece birkag vaka rapor edilmistir. Urodinamik olarak néro Behget hastaliginda gelisen nérojenik mesane
bulgulari; depolama fazinda asir aktif mesane ve bosaltim fazinda detruor sfinkter dissinerjisidir. Biz bu vaka sunumunda mesane tutulumunun

bazi agilarini sunmayr amagladik.

Anahtar Sézciikler: Behcet, nérojen mesane, asini aktif detrusor, antikolinerjik

INTRODUCTION

Behcet's disease (BD) is a systemic vasculitis usually seen in
young adults, which affects both venous and arterial vessels of
the vascular system (1). Its etiology is still unknown (1). The pato-
gnomic symptoms are recurrent oral aphtae accompanies with at
least two of these; positive pathergy test, skin lesions, recurrent
genital ulcers and lesions in the eye (2).

Urogenital involvement usually consists of genital ulcers, urethri-
tis, epididymitis and recurrent cystitis. Bladder involvement is ex-
tremely rare and only several cases have been reported (3). The
findings suggest that neurogenic bladder due to neuro-Behcet
disease is characterized urodynamically by overactive detrusor
in storage phase and detrusor sphincter dyssynergia in voiding
phase (4). We aimed to present several aspects of bladder in-
volvement of Behcet disease in this case report.

CASE PRESENTATION

Informed consent document was written and signed by the pa-
tient. A 27 year-old man admitted to our institution with chief
complaint of urinary incontinence and erectile dysfunction in
September 2014. He had a history of Behcet's disease since April
2013. The patient was under systemic cyclophosphamide 200mg/
day, azathioprine 100mg/day and prednisolone 10mg/day thera-
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py since the date of initial diagnosis. During this period patient
had severe urge incontinence symptoms. Solifenasine succinate
5 mg/day tablet was started as anticholinergic therapy and symp-
toms partially recovered. On July 2014, patient was catheterized
because of urinary retention then catheter was taken after 24
hours and the patient had spontaneous micturation. Bladder ca-
pacity of 365¢ and residual volume of 140 cc was reported by
which urodynamic tests showed detrusor hyperreflexia (Figure 1).
Patient was managed by clear intermittent catheterization (CIC)
6 times/day combined with oral solifenasin 5 mg/day regiment.

DISCUSSION

Bladder involvement in BD is usually seen in young patients (3, 5).
Although the most common symptoms are storage symptoms,
urge incontinence may be seen as well (5, 6). Our, 27 year old
male, patient’s chief complaint was urge urinary incontinence.
Additionally, acute urinary retention and voiding symptoms
may also be seen (7). Acute urinary retention after anticholiner-
gic therapy was also seen in our case. According to Nakagawa
et al. (4) report of three cases; two of them had a complaint of
urinary frequency and urinary incontinence while one of them
had a complaint of urinary retention. There can be any abnor-
mality in sphincter function although sphincter deficiency or de-
trusor sphincter dyssynergia have been reported (5, 8). Meatal
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Figure 1. Urodynamic test determines Detrusor Hyperreflexia

ulceration, sterile urethritis or cystitis can be the main reasons of
dysuria (9). Gross hematuria is considered as a very rare symptom
(10). Bladder cancer has been reported concomitant with BD as
well. It can be sporadically or as a result of cyclophosphamide
treatment. Our patient was under systemic cyclophosphamide
treatment; but there was no evidence of a bladder malignancy
yet. Urethrovaginal and vesicovaginal fistulas can also be seen
rarely with BD (10). Increased intravesical pressure may cause hy-
droureteronephrosis or severe trabeculation of the bladder wall
(3). Urodynamic tests may report detrusor hyperreflexia either
sporadically or combined with impaired contractility, decreased
bladder compliance or capacity, bladder hypersensitivity, hypo-
or acontractile bladder and increased postvoid residual urine
concomitant to the detrusor hyperreflexia (3, 5- 8, 10). In our case
bladder capacity of 365¢ and residual volume of 140 cc was re-
ported by which urodynamic tests showed detrusor hyperreflexia.

Neurologic symptoms called as “Neuro-Behcet's Disease” has
been reported in 5% to 10% of BD patients, and 5% of these
patients had voiding symptoms (11).

Neurologic involvement usually affects the brain stem and can
resemble multiple sclerosis, infection of central nervous system
and stroke (5-7). Vasculitis inside the pontine micturition center
can be the reason of high prevalence of urgency and frequency
in BD patients (6). However ulceration or recurrent cystitis of the
bladder may be seen as well.

Storage symptoms could be the result of direct involvement of
bladder wall, neuro-Behcet’s disease or combination of these
two mechanisms (1).

A case whose bladder's pathology changed from areflexia to
instability with impaired contractility was reported in a study by
Porru and colleagues (7). Cetinel et al. (3) reported the incidence
of bladder involvement in Behcet's Disease as 0.07% (n=8). The
major findings were bladder wall trabeculation (5/8 cases) and
bladder ulcer or hypervascularity in cystoscopy (2/8 cases), de-
trusor hyperactivity (7/8 cases) and low compliance of bladder
(4/8 cases) according to that study (3). These findings suggest the
main characteristics of neurogenic bladder due to Behget's dis-
ease are detrusor hyperreflexia in the storage phase and detru-
sor-sphincter dyssynergia in the voiding phase. Voiding dysfunc-
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tion can be treated by clean intermittent catheterization where
the storage symptoms have been usually managed by anticho-
linergic agents. As final treatment, our patient was under anti-
cholinergic therapy combined with clear intermittent catheteriza-
tion (CIC) 6 times/day. Besides this Saito and Miyagawa (12) also
suggest that intravesical oxybutynin therapy combined with clear
intermittent catheterization has a highly successful rate of detru-
sor hyperreflexia with fewer side effects, i.e., dry mouth, flush-
ing and obstipation, than oral medication. Recently, intravesi-
cal botulinum toxin injection therapy is being used to manage
detrusor hyperreflexia. Denys et al. (13) suggest that botulinum
toxin injected into the detrusor muscle seems to be an efficient
treatment of bladder hyperreflexia for 6 months in patients re-
sistant to anticholinergic drugs. According to Neugart et al. (14)
report of 16 cases with refractory detrusor hyperactivity treated
with intravesical botulinum-A-toxin injections; the urodynamic
parameters of the bladder were improved clearly in all patients,
subjective satisfaction was reached in 72.7% with no severe side
effects. In addition, augmentation cystoplasty can be a final solu-
tion if needed in very rare situations. For example Theodorou et
al. (15) reported their case which they had performed clam-type
augmentation cystoplasty using sigmoid colon to avoid lower uri-
nary tract symptoms and incontinence. After four years postop-
eratively; the patient was reported to be dry, and asymptomatic
with the combination of clear intermittent catheterization.

CONCLUSION

Voiding dysfunction in BD patients may be the reason of bladder
involvement. Urodynamic tests should be considered in these
patients in order to classify the type of voiding dysfunction.
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