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Abstract

Xanthogranulomatous inflammation is a benign condition char-
acterized by the presence of multinucleated giant cells, chronic
inflammatory cells and lipid-laden macrophages, known as xan-
thoma cells. Only 22 cases of xanthogranulomatous cystitis (XGC)
have been reported in the Japanese and English literature. In this
report, we describe the twenty-third case of XGC and the third case
associated with inflammatory bowel disease (IBD). A 50-year-old
woman with quiescent Crohn’s disease was incidentally found
to have a bladder mass on ultrasound. The lesion was resected
through a transurethral approach. Pathology demonstrated XGC.
At 3 months post-resection, there was no evidence of recurrence
adjacent to the previous resection scar.
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Introduction

Xanthogranulomatous inflammation is a benign condition
characterized by the presence of multinucleated giant cells,
chronic inflammatory cells and lipid-laden macrophages
known as xanthoma cells.! Xanthogranulomatous pyelone-
phritis is not uncommon. However, only 22 cases of xan-
thogranulomatous cystitis (XGC) have been reported in the
Japanese and English literature. In this report, we describe
the twenty-third case of XGC and the third case associated
with inflammatory bowel disease (IBD).

Case report

A 50-year old woman with Crohn’s disease had an abdomi-
nal and pelvic ultrasound study performed for right-sided
abdominal pain in 2004 (Fig. 1). The pain had been pres-
ent for months, was moderate in severity and was difficult
to localize. She denied having had any lower urinary tract
symptoms, hematuria or previous urinary tract infections.
Papillary projections from the dome of the bladder were seen
on the study. In retrospect, this mass had been present on

contrast computed tomography imaging from 2002, which
was performed to further evaluate an incidental left renal
cyst seen on ultrasound. However, it was not commented
on in the original study report. The patient’s past medical
history included Crohn’s disease diagnosed 4 years prior,
recurrent pancreatitis, pancreas divisum, chronic renal fail-
ure secondary to interstitial disease, and papillary necrosis.
She had not had any prior abdominal surgery for IBD.

On physical examination, no mass was palpable.
Cystoscopy was performed to further evaluate the bladder
lesions. Extensive papillary lesions were observed covering
most of the dome and anterior wall of the bladder, some with
calcified tips (Fig. 3). Urine culture was negative for bacteria as
well as for acid-fast bacilli. Urine cytology at the time of cystos-
copy demonstrated acute inflammatory cells and histiocytes.
Serum antinuclear antibodies, compliment levels, eosinophils
and hepatitis serology were all within normal limits.

Complete endoscopic resection of the lesions was
done. Muscle was included in the pathology specimen.
Postoperative course was unremarkable.

Histological examination of the specimen was consis-
tent with XGC. The lamina propria was expanded by sheets
of foamy histiocytes admixed with some lymphocytes and
occasional eosinophils. The histiocytes, stained positive
for CD68, confirmed the presence of foamy histiocytes,
and there were no Michaelis-Gutmann bodies identified.
Michaelis-Gutmann bodies are present in malakoplakia, but
not in XGC. There was no evidence of malignancy.

At 3 months post-resection, there was no evidence of
recurrence adjacent to the previous resection scar (Fig. 4).
The patient continues to be asymptomatic and has declined
both repeat transurethral resection of a bladder tumour and
partial cystectomy. Although optimal treatment of choice is
unknown for this condition, curative treatment of choice is
surgery, usually partial cystectomy.?

The patient recently returned for follow-up 5 years after
the original resection. Negligible urinary tract symptoms
were reported and the patient was not having abdominal
pain. During cystoscopy, the previous transurethral resection
site demonstrated only scar, without any sign of progression.
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Fig. 1. 2004 Sagittal view of the bladder. Note the papillary lesions at the dome
and anterior wall of the bladder.

Discussion

Xanthogranulomatous cystitis is a rare inflammatory disor-
der. Multiple theories about its etiology have been proposed,
including chronic irritation of the urachal remnant, chronic
bacterial infection, immunological disorders, and abnormal
lipid metabolism.? Most cases are associated with an ura-
chal remnant and involve the bladder dome.? This condi-
tion has also been reported to be associated with adjacent
malignancy from the gastrointestinal or genitourinary tract.?

Strikingly, our case is the third to occur in a woman with
IBD.>* All 3 patients had disease of the bladder dome and
none had an urachal remnant. Since partial cystectomy was
not done, it is not definitively known whether this particu-
lar patient had an urachal remnant. The mean age of the
other 2 patients with IBD and XGC was 50; both of these
cases were treated with partial cystectomy and in 1 case the
patient remained disease-free for more than 15 years.> The
fact that our patient had radiographic evidence of the lesion
2 years prior to resection further emphasizes the benign
nature of the disease.

The association between IBD and xanthogranulomatous
cystitis supports the theory that XGC is a consequence of
chronic inflammation and altered regulation of the immune
response. It may be that chronic inflammation of the gut
leads to XGC through diffusion of active inflammatory cyto-
kines in adjacent bowel.

Conclusion

that XGC may be a result of an immunological disorder.
The patient’s lack of recurrence following local resection
suggests that XGC is benign.
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Fig. 2. 2002 Computed tomography image. Note the mass arising from the ante-
rior wall of the bladder.

Fig. 3. Cystoscopy image of xanthogranulomatous cystitis, with the appearance
of papillary projections, on the dome of the bladder.
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Fig. 4. Cystoscopy image 3 months post-resection.
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