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A 48-year-old man was diagnosed with colonic-type 
Crohn’s disease at the age of 20. Owing to recurrent perianal 
abscesses with persistent fistulae, he had undergone diverting 
stoma formation 12 years prior. Despite diversion, the abscesses 
recurred and were treated with percutaneous drainage while 
the patient received infliximab and subsequently, vedolizumab. 
Six months earlier, a biopsy of the perianal lesion performed 
at another institution reportedly showed no evidence of 
malignancy. He was referred to our hospital because of 
anorexia, fever, and recurrence of perianal abscesses. Upper 
gastrointestinal endoscopy demonstrated multiple ulcerated, 
submucosal tumor–like lesions in the stomach (Fig. 1) and 
duodenum (Fig. 2). Colonoscopy via stoma revealed similar 
lesions in the colon. Pelvic magnetic resonance imaging 
revealed a tumorous lesion within the fistula. Additionally, 
digital rectal and perianal examinations demonstrated 
marked induration, further strengthening the suspicion of 
a fistula-associated neoplasm rather than an inflammatory 
mass. Histopathologic examination of biopsy specimens 
from both gastrointestinal mucosal lesions and the fistula 
tract revealed mucin pools containing atypical epithelial cells, 
findings consistent with mucinous adenocarcinoma (Fig. 3, 
hematoxylin&eosin staining). These results established the 
diagnosis of fistula-associated mucinous adenocarcinoma with 
multiple gastrointestinal metastases. His condition deteriorated 
rapidly, and he died within two weeks of diagnosis.

Fistula-associated carcinoma is an uncommon but serious 
complication of long-standing Crohn’s disease, particularly 
in patients with persistent fistulae and those who have 

undergone fecal diversion [1, 2]. While metastatic spread 
most commonly involves the liver, lungs, or bone, multiple 
gastrointestinal mucosal metastases are exceedingly rare 
[3, 4]. This case highlights the risk of missed malignancy in 
long-standing perianal fistulae after diversion and emphasizes 
the importance of regular anorectal surveillance, even after 
stoma formation. 
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