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Abstract

Adenocarcinoma arising from a chronic anorectal fistula is rare of which there are no more than 200 cases in
literature. There has been some debate as to whether the fistula is the source of the tumor, or whether the fistula is
the presenting feature of the tumor itself. Fistula and associated anal glands are indeed the source of this unusual
tumor. A patient of chronic perianal fistula-in-ano was identified to have developed perianal adenocarcinoma from
chronic fistula in ano on biopsy postoperatively. Fistula-associated perianal mucinous adenocarcinoma is an
uncommon malignant transformation of chronic fistula-in-ano.
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Introduction

The development of carcinoma in a longstanding fistula-in-ano is an
interesting though rare complication [1]. Perianal mucinous
adenocarcinoma arising from fistula in ano accounts for only 2-3% of
all large bowel cancers [2]. It is because of that rarity of the tumor and
lack of ample amount of patients for clinical trials there is no definite
consensus for its diagnosis and treatment strategies. It is diagnosed late
because of absence of tumor inside the bowel and its slow growth deep
into the ischioanal fossa and perineum [3]. Early diagnosis is also
difficult as it mimics benign inflammatory pathology of anorectal
region and biopsies fail to reveal carcinomas at early stage. Such lesions
can be misdiagnosed for the more common benign lesions [4].
Diagnosis can confirmed by histopathology and immunohistochemical
profile (CK7 positive/CK20 negative) [5].

It has been thought that the carcinomatous changes are due to long
continuous sepsis and chronic inflammation but due to its rarity
etiological relationshipis not well documented in literature. Although it
is a known fact that anal fistula and abscess arise from anal gland and
ducts but the origin of carcinoma arising from these ducts and glands
is in debate, some literature say that the carcinoma was due to
malformation of intestinal tract with rests of cells being source of
carcinoma [6]. Though literature also says that the anal fistula is
secondary to carcinoma in anorectal region [7]. Kline et al
documented a study where carcinoma from anal fistula was shown to
be associated with carcinoma elsewhere in colon or may develop from
fistula itself [8]. Study has shown fistula-associated anal
adenocarcinoma in Crohn's disease as well [9]. Yamada K et al. in a
study concluded anal fistulae are commonly seen in the coloproctology
clinic, but special attention to similar conditions associated with
malignant disease is needed [10].

Case Report

A 45 year male without any comorbidity with a diagnosis of fistulain
ano since 16 years; was operated 4 times before reporting to our
hospital. 14 years before patient had perianal induration with a

mucous discharge from it and was diagnosed as fistula in ano and
underwent fistulectomy in a government hospital. The disease recurred
back after one year and patient underwent redo-fistulectomy in a
private hospital. Patient had infected fistula with a pus discharging
from it and fever two years later after the second surgery. On DRE
internal opening was felt posteriorly and was confirmed on
proctoscopy where an internal opening was seen posteriorly in midline
at the level of dentate line and underwent fistulectomy again in the
same admission at some other government hospital.Histopathology
revealed fistulous tract with inflammatory cells. Patient did well for
next 9 years when he came to our hospital with complaints of foul
smelling pus discharge from the perianal region. DRE was performed
in outpatient department which revealed multiple skin tags, two scars
were seen in upper inner quadrant of right gluteal region and one of
the scars discharging fecal matter,other external opening was at 5
oclock position about 5cm from anal verge. Induration was felt inside
at around 7 to 10 oclock position about 4 cm from anal verge. In
addition colonoscopy was performed which did not reveal any other
positive finding. Crohns and tuberculosis was ruled out in the patient
after all the respective investigations and patient was labeled as
complex fistula in ano and fistulectomy with curreting of fistulous tract
was done. Intra operative findings revealed two tracts coursing along
perianal region to form a single tract ending into intersphincteric area,
with lot of fibrosis around the tract. Patient came back again to our
hospital after 2 years with fresh complaints of pain during defecation,
mucousdischarge from perianal region and constipation. DRE was
again performed which showed deep fibrosed scar about 8 to 10 cm on
side of natal cleft on left side , multiple skin tags present discharge was
also seen. Discharge was sent for culture sensitivity which reveled
growth of E-coli after 24 hours of incubation. MRI of patient was
planned which reveled suprasphincteric fistula with horseshoe abscess
in ischiorectal fossa (Figures 1 and 2). Internal drainage of right
ischiorectal and supralevator abscess with curettage of unhealthy
granulation tissue with external tube drainage of right ischiorectal
abscess cavity was done. Tissue that was send for histopathological
examination revealeddense acute and chronic inflammatory cell
infiltrate with areas of necrosis and focus of Mucinous
Adenocarcinoma with some Signet cells (Figures 3 and 4). As the
tumor was very large and occupying the adjacent structures as well so
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it was decided to send patient for proper radiochemotherapy to reduce
the size of tumor before a proper surgical decision could be taken.

Figure 1: MRI of patient was planned which reveled
suprasphincteric fistula with horseshoe abscess in ischiorectal fossa.

Figure 2: MRI was reveled

of patient
suprasphincteric fistula.

planned which

Figure 3: Tissue that was send for histopathological examination
revealeddense acute and chronic inflammatory cell infiltrate.

Figure 4: Mucinous Adenocarcinoma with some Signet cells.

Discussion

For a malignant change to occur in a fistula in ano it should be long
standing, there should be no tumor inside anal canal or rectum unless
metastatic and internal opening of fistula in anal canal or rectum
should not contain malignantcells [11]. It is documented in literature
to rule out that cancerous changes are complication of long standing
perianal fistula or fistula is a manifestation of tumor itself. Cancerous
changes in fistula are probably due to chronic inflammation, but
etiological relationship lacks surety because of the rarity of the disease.
Cancerous changes should be suspected in chronicperianal fistula
which shows undue induration that does not disappear following a
surgical excision. Adequately treated perianal fistula with persistent
mucoid discharge and prolonged healing a carcinoma should be
suspected. Early diagnosis is difficult to establish due to insidious
nature of disease and masking of symptoms by perianal fistula itself.
Process of carcinomatous changes contain both indurated and
inflammatory zone, it is advised to take multiple biopsies from
indurated area and fistula itself instead of inflammatory zone.
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Previously reported adenocarcinomas areof low grade in about 44%
percent cases [12]. One of the study concluded the final management
as abdominoperineal resection with wide tumor excision on the gluteal
region and reconstruction by bilateral gracilis musculocutaneous flaps
[13]. It is importent to look for unusual changes like persistent
discharge, gradually increasing perianal mass, bloody discharge,
unusual healing or induration in case of perianal fistula. Biopsy should
be taken in all cases to be on the safer side.
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