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WCP KWAN, HJ FREEMAN. Mucinous rectal adenocarcinoma in perianal 
Crohn's disease fistulas. Can J Gastroenterol 1991;5(2):59-61.A47-year-old 
male with longstanding C rohn's d isease complicated by perian al fistulous disease 
is described. In this patient, presentation with a la rge acute ischiorectal abscess 
resulted in diagnosis of a complicating mucinous adenocarcinoma. Despite the 
relatively high frequency of periana l complications in C roh n's disease, diagnosis 
of carcinoma in chis setting is difficult, and survival remains poor. 
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Adenorne collo'ide du rectum et fistules perianales de la 
maladie de Crohn 

RESUME: O n rapporte le cas d 'un patient age de 4 7 ans e t porte ur d'une maladie 
de Crohn de longue date, compliquee de fistules pcr ianales. C hez ce patient, la 
presence d'un gros a bccs cha uc.l du c re ux ischiorecta l a conduit au diagnostic d 'un 
adenome collo"ide. Malgre la frequence relarivement elevee des complications 
perianales de la maladie de Crohn, le diagnostic d 'un carcinome est diffic ile dans 
ces circonstances et la survie reste mauvaise. 

CROI IN'S DISEASE IS ASSOCIATED 

with an inc reased incidence of 
gastrointestina l tract carcinoma. Most 
reported cancers in Crohn 's disease 
have appeared in the small intestine or 
in bypassed sma ll in testinal loops. A l­
though perianal d isease is a common 
complication of Crohn's d isease, car-

c inoma arising in the anorectum is rare. 
In rhe present paper, a case of adcnocar­
cinoma of the rectum b described in a 
rat ient with Crohn 's d isease rresenting 
with pcrianal fist ulas and abscess. Even 
though carci noma complicating peri­
anal C rohn's disease is an uncommon 
occurrence, awareness of this complica-
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t ion should be heigh tened , since d iag­
nosis is often d ifficult, and the prognosis 
fo llowing recogni tio n is usually poor. 

CASE PRESENTATION 
A 4 7-year-old man had a diagnos is 

of Cmhn's disease esrnblished in 1970, 
following prcsentntion with right lower 
quadrant rain ,md presumed appen­
dicitis. At l;1panHomy, a small hnwel 
resecuon was performed. The patient 
suhsequenrly Jevdoped an abdominal 
wall fistula that required eight 1110111 hs 
to heal. In 1980, he h:1d an ahdominal 
wall ahsces~ drained and further resec­
tion of 19. 5 cm o( small intest ine. Suh­
sequently, the patien t remained well 
except for mtermittent diarrhe,1 and a 
small anal fisrula in itially detected in 
1986 because of a slight ana l discharge. 
T h is resolved wi thout treatment. 

T he patient was fi rst referred m 
January J 990 because of recurrent dia r­
rhea. Exammat ion was normal except 
for a s ligh tly tender nonfluc lUant area 
of induration at the anorccta l verge. No 
fissure, fistu la or abscess was present. 
Flexible sigmo ido~copy co 35 cm d id not 
show any mass lesion, and the mucosa 
was normal. Recta l b iopsy was normal. 
Other investigations, including blood­
work and stool ~tudks for bacteria and 
parasites, were normal. Because a small 
perianal abscess was suspected, the 
pat ient was treated with oral metro­
nidazole 250 mg nd. In March 1990, 
mmimal interminem drainage from the 
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Figure 1) Bio/Jsy s/Jecimen from wall of ischirn·eccal abscess showing an 
infilr:raiing mucinous adenocarcinoma characierized hy clusters of 11wlig-
11ani cells in large pools of mucin (hematoxylin and eosin x73) 

Figure 2) 1 Iigher ma1;T1ification /Jhowmrcrogra/Jh of same field in Figure 
I (hematoxy/m and eosin x292) 

TABLE 1 
Cases of anorectal adenocarcinoma reported in Crohn's disease 

generally believed to escalate wi th in­
creasing du ra tion of the underlying 
Crohn's disease. Adenocarcinoma o( 

the small intestine is the most freq uent 
tumour repon ed in some studies, anJ 
bypassed loops of small intestine are the 
most frequently observed small bowel 
siLe for cancer developmem ( 4 ). In­
deed, in one report up to 30% of all 
cases of sma ll howe l carcinoma in 
C rohn's disease occurred in exclu<leJ 
segments (5). The incidenccofcolorec­
tal carcinoma in Crohn's d isease is also 
believed to be increased from four Lo 20 
times the incidence of de novo colorec­
rnl carcinoma observed in the general 
popu la tion (6-8). ln a comparative 
study of C rohn's disease and ulcerative 
coli Lis, the incidence of colorectal car­
cinoma in Crohn's d isease was es­
timated to be comparable to that in 
ulce rati ve coli t is pa t ients wi th left. 
sided disease alone (6). 

Year Site of Crohn's 
(reference) Age/se~ disease 
1975 (14) 50/F lleocolitis 
1980 (15) 45/F lleocolitis 
1981 (16) 30/F Small bowel + 

c olon 
1987 (13) 34/ M Ileitis 

42/M lleocolit is 
1988 (17) 46/M lleocolitis 

64/M lleocolitis 
43/ M lleocolitis 

Present case 47/M lleocolitis 
F Female: M Mote 

perianal area was described; examina· 
tion was unchanged and mctronidazole 
was continued. 

In July 1990, the patient presented 
to the emergency room with fou r days 
of feve r and seve re perianal pa in . 
Perianal dra inage had increased sig­
nificantly <luring the previous one to 
two weeks. Examination revealed a 
temperature of 40.S'>C. Three fistulous 
openings were present in the perianal 
region with a large, Lender, horseshoe­
shaped, fluctuant, 6 to 7 cm ischio rectal 
abscess extending around the posterior 
rectum. Surgical drainage of the abscess 
was required; excisional biopsy of the 
pcrianal fistula revealed a mucinous 
adenocarc inoma (Figures 1,2 ). Pre· 
operative evaluation with colonoscopy 
and small bowe l barium radiographs 
revealed a focal area of induration just 
inside the anal verge and narrowing of 
the ileocolic anastomosis; anastomotic 
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Duration of Crohn's 
before cancer 

diag!)osis (years) Presenting feature 
30 Perianal fistula 
22 Rec tovaglnal fistula 
17 Perinea! fistulas 

14 Anal stricture 
27 Rectal bleeding 
22 Perianal fistula 
28 Perianal fistula 
10 Rectal ulcer 
20 Perinea! fistulas 

biopsy demonstrated acuLe inflamma­
tion but no mher evidence for active 
Crohn's disease. 

An abdominal-perianal resection 
was done. Pathological examin;ition 
showed the proximal and distal resec­
tion margins to be free from tumour, but 
extension of the a<lenocarcinoma into 
the muscularis propria was present. One 
of four regional lym.ph nodes was posi· 
tive for carcinoma. 

DISCUSSION 
The association of Crohn 's disease 

with carcinoma was initially described 
by Warren and Sommers in 1948 (l). 
T his was fo llowed by reports from 
G inzburg et al (2) and Kornfeld ct al 
(3). S ince these earlier reports, car­
cinoma nf the small bowel or colon has 
been increasingly recognized as a com­
plication of Crohn's disease. The in­
cidence of cancer in this seLting is 

Ca n ce r has occas ion a ll y been 
reported in association with various 
chronic fistulas in C rohn's disease. It 
has been suggested that chronic inflam­
mation and irrita t ion plus disordered 
immunoregulation in infla mmat0ry 
bowel disease may predispose to car· 
cinogenesis. However, despite the high 
frequency of perianal disease in patients 
with Crohn 's disease, perianal cancer is 
not frequently observed. A long term 
follow-up study from the Mayo Clinic 
recorded only a single case of carcinoma 
at this site (9). Similarly, a quarter of a 
century of ex perience at St Mark\ 
Hospi ta l in London tota ls only two 
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cases ( 10). lndeeJ, a review of the 
English literature fount! l>nly eight well 
descri bed c,1scs of anorecrnl adenocar­
cmoma in associarion with C rohn's dis­
ease. In addition, five cases of squ,11nous 
cell care inoma and th rec cases of 
cloacogen ic cancer h ave hee n 
described. Table 1 summarizes the c.ises 
of anorectal adenocarcinomas reported 
in Crohn's d isease. 

As in the present patient, a ll cases 
had Crohn's disease of long duration 
prior to d iagnosis of cancer, with d1e 
average pntient age at diagnosis be111g 
only 41 year~. Mo~t of these patient~ 
haJ periana l/perinca l fi stu las. The 
pathology not infrequently shnweJ 
mucinous adenocarcinllma, as mited 
previously, as adenocarcinomas arising 
m the background llf inflammatory 
bowel disease have a higher percentage 
of colloid adcnocarcinoma compared to 

noncolitic colorectal cancer ( 11). The 
most recently reported patients had fis­
culous disease present for a prolonged 
period before diagnosis of cancer. In rhe 
present case, a perianal fiswla with 
minor in term it ten t dra inage wa s 
present for several years; no olwious 
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