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Spontaneous cholecystocutaneous fistula is rarely
seen today because of the increased frequency and
relative safety of biliary surgery. Chronic gallbladder
inflammation secondary to calculous disease is the
most frequent cause. Initial therapy consists of local
drainage; a contrast-enhanced study of the fistulous
tract should then be obtained. Definitive therapy con-
sists of excision of the fistula, cholecystectomy, and
intraoperative cholangiography. This problem occurs
more frequently in the stoical, elderly patient with
neglected biliary disease. A case is presented, along
with a review of the literature.
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Spontaneous external biliary fistulas have long
been known to occur. In 1890, Courvoisier pub-
lished a series of 169 cases among 499 sponta-
neous gallbladder perforations." Although the
incidence of this condition has declined since the
increase in surgical intervention, it remains a
possible complication of neglected biliary disease.
We report a case of cholecystocutaneous fistula,
its management, and a review of the various
clinical presentations and underlying biliary dis-
ease processes.

Case report

An 8l-year-old Russian man presented to the emergency
room because of a tender, draining, right upper quadrant
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mass. He related a two- to three-month history of anorexia,
a 20-pound (9-kg) weight loss, fever and chills, and a three-
to four-week history of a mass on the right side of the
abdomen. The abdominal wall mass had begun sponta-
neously draining a thick, foul-smelling liquid one day prior
to presentation. The patient’s medical history included two
ulcer operations done in Russia in 1930 and 1957, the details
of which were not known.

Physical examination revealed an anicteric white man in
moderate distress. Vital signs were stable, and the temper-
ature was 37.2° C orally. Abdominal examination revealed
a midline scar and an erythematous area of approximately
5 cm diameter in the right upper quadrant. At the center
of this area was an indurated opening with a small amount
of whitish purulent drainage. Mild tenderness to palpation
was noted in the right upper quadrant, but no organomegaly
was found.

A plain abdominal radiograph revealed a moderate
amount of gas throughout the large and small bowel, normal
soft-tissue structures, and no free air under the diaphragm.
A chest radiograph was unremarkable, and an electrocar-
diogram revealed an old inferior myocardial infarct. Admis-
sion laboratory data demonstrated a white cell count of
12,700/mm?, hemoglobin level of 12.9 g/dL, amylase level
of 34 U/L, and normal liver function studies.

In the emergency room, an 8-F rubber catheter was
inserted into the draining site, with use of local anesthesia.
Approximately 50 mL of purulent fluid was immediately
evacuated. Gram staining revealed many gram-positive cocci
in pairs and clusters. Cultures of the fluid grew Escherichia
coli, Klebsiella sp, and alpha Streptococcus non-Group D. The
patient was admitted to the hospital with the provisional
diagnosis of either an enterocutaneous or cholecystocuta-
neous fistula. Appropriate antibiotic therapy was begun. He
remained afebrile and 40 to 60 mlL of fluid was drained
daily from the fistulous tract. A sinogram (Fig. 1) revealed
a large, irregular cavity of 9 cm in its greatest dimension
communicating with the gallbladder and biliary tree. Com-
puted tomography failed to demonstrate an intra-abdominal
abscess or suggest the presence of a tumor mass.

The patient was discharged after ten days of antibiotic
therapy. The volume of daily drainage had decreased dra-
matically. One month after discharge, a sinogram showed
that both the fistulous tract and cavity had healed. The
drain was therefore removed.
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Fig. 1.
and bile ducts.

Fistulogram demonstrating abscess cavity, gallbladder,

The patient was scheduled for an elective cholecystec-
tomy. At the time of surgery, the fistulous tract was excised.
The gallbladder was chronically diseased and contained
several stones. The operative cholangiogram demonstrated
common bile duct stones, requiring a duct exploration (Fig.
2). The postoperative course was uneventful, and no resid-
ual stones were seen when a T-tube cholangiogram was
obtained one week later. The T-tube was removed, and the
patient was discharged from the hospital. When he returned
one month later for follow-up, he was doing well.

Discussion

Cholecystocutaneous fistula was recognized
long before 1900." In the older accounts, healing
of the fistula was associated with either passage
of a large gallstone through the fistulous tract or
performance of a cholecystectomy. Although the
incidence of spontaneous cholecystocutaneous
fistula has fallen dramatically in the twentieth
century (7Table), one should keep this entity in
mind when examining the elderly, especially ret-
icent, stoical patients too ashamed to complain
about symptoms.
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Fig. 2. Operative cholangiogram demonstrating common bile
duct stones.

The majority of patients who present with a
spontaneous cholecystocutaneous fistula w1ll have
had biliary symptoms for several years.” Our
patient had been ill for several months and had
been aware of the right upper quadrant mass for
approximately two to three weeks prior to pres-
entation. An occasional patient may be com-
pletely asymgtomatic except for the draining fis-
tulous tract.” In our patient, the fistulous tract
opened in the right hypochondrium, which oc-
curs in approximately 50% of cases. Occasionally,
the fistula may be directed by the falc1form liga-
ment to the region of the umbilicus.” Fistulous
openings in the right iliac fossa, right groin, left
costophrenic margin, and the back have been
reported. .

Chronic inflammation or infection of the gall-
bladder is necessary for the development of a
cholecystocutaneous fistula. The chronically in-
flamed gallbladder adheres to the overlying per-
itoneum and subsequently perforates the abdom-
inal wall.” Although the majority of cholecysto-
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cutaneous fistulas result from calculous biliary
disease, this entity may also result from a carci-
noma of the gallbladder.7'8 In a few reports,
neither stones nor tumor were demonstrated.®
The cystic duct may be obstructed, but jaundice
is uncommon. In our patient, the fistulogram
demonstrated a normal biliary tree. The differ-
ential diagnosis for cholecystocutaneous fistula
includes enterocutaneous fistula, suture granu-
loma, and various cutaneous conditions such as
pyogenic granuloma, infected epidermal inclu-
sion cyst, or metastatic skin disease.* The cuta-
neous state that precedes rupture was termed
empyema necessitatis by Nayman.®

The initial therapy for a cholecystocutaneous
fistula is conservative. Adequate drainage is es-
tablished by unroofing the fistulous tract with the
aid of local anesthesia. Broad-spectrum antibiotic
coverage is instituted until culture results are
available. In most cases, antibiotics may be dis-
continued after seven to ten days. The diagnosis
is confirmed by fistulography. In our patient, a
portion of the gallbladder, abscess cavity, and
biliary tree was clearly outlined. Drainage should
be maintained until either the flow ceases or
inflammation and induration subside. In our pa-
tient, the fistulous tract healed completely.

The definitive therapy for spontaneous chole-
cystocutaneous fistula is excision of the fistulous
tract, cholecystectomy, and intraoperative chol-
angiography.® In 1955, the overall operative
mortality associated with cholecystectomy in pa-
tients more than 65 years of age was 6.7%; for
elective cholecystectomy, the mortality was
4.4%." In recent years, the operative mortality
in this elderly age group has been reduced to
2.3%.'° This low mortality justifies an aggressive
approach to biliary disease, even in patients more
than 65 years of age.
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Table. Reported cases of spontaneous external

biliary fistula

No. of
Author Year cases reported
Courvoisier’ 1890 169
Sturniolo et al? 1979 13
Leonardi et al® 1974 3
Callen* 1979 1
Hoffmann et al® 1982 2
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ERRATUM

" Collins GB, Kotz M, Messina M, Ferguson T. Affective
disorder in bulimic anorexics and their families. Cleve Clin
Q 52:399-401, Fall 1985.

The first two sentences in the Results section
should read as follows:

Of the 43 bulimic anorexic probands, there
were 29 adult patients (age 18 years and older)
and 14 juvenile patients (under age 18). Twenty-
one of the 43 patients (48.8%) were designated
as having affective disorder.
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