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I CASE REPORT
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ABSTRACT Cystic echinococcosis (CE), also known as hydatid disease, is a zoonotic disease that occurs when a parasite in the classification
of cestoda, Echinococcus granulosus, transmits into the human body at the larval stage. It can be encountered in every stage of life, but mostly
between 20-40 years. Approximately 60-70% of cysts develop in the liver mostly in the right lobe. It can grow in size between 1 to 5 cm per year.
Usually, drainage and omentopexy are preferred after the cystotomy. Post-operatic biliary fistula occurs in 30-50% of cases. When the cystic di-
ameter is greater than 10 cm, the occurrence rate dramatically increases. In the case of a fistula that lasts longer than 10 days, it is defined as a
permanent biliary fistula. A 35-year-old male patient diagnosed with stage 2 cystic echinococcosis developed post-operative cystobiliary fistula,
its treatment procedure, and the treatment cost is presented.
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Cystic echinococcosis (CE) usually occurs
where animal husbandry is common and the regula-
tions are not strict accordingly. Echinococcosis has
an incidence of 18-20 per 100 thousand people in our
country.' It is also known that the prevalence rate in
the society is 0.8-11% and 0.8-6.6% per 100 thou-
sand in people who undergo surgery due to echino-
coccosis.>? Echinococcosis is usually (60-70%)
located in the liver.

The ratio for the disease to be complicated is ro-
ughly 60%.* The most important problem encounte-
red is cystobiliary fistula. Major rupture occurs when
the content of the cyst discharges to one of the great
bile ducts. It can be detected in 5-20% of the patients
preoperatively. Minor rupture manifests as a biliary
fistula giving rise after a surgical or invasive proce-
dure. Minor rupture can come across in 40% of the

cases.’ The incidence of cystobiliary fistula increases
when cysts grow in diameter and are localized cen-
trally in the liver.

Even though being an infectious disease, echi-
nococcosis worths attention due to the lack of effec-
tive medical treatment options, the need for patients
to undergo an invasive procedure, is labor-intensive,
and, at the same time requiring significant resources,
moreover having considerable mortality rate. To pre-
vent the disease from the spread, the ways of the
transmission have to be known well, precautions
must be taken accordingly, and society must be in-
formed. Apart from the side effects of the operation,
the negative impact on the quality of life is a prob-
lem itself. Considering treatment costs and loss of
labor, it puts a heavy burden on medical expenditures.
By presenting the case of 2 intracystic drainages
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which couldn’t be removed for 7 months due to the
development of postoperative cystobiliary fistula, we
aimed to exemplify the extent of change on the qua-
lity-of-life of the patient, the hardship of solution-ori-
ented interventions, and the expenditure in the way
of treatment. Informed consent was obtained from the
patient for this case report.

I CASE REPORT

A 35-year-old male patient was admitted with com-
plaints of abdominal pain and fatigue. Cystic mass
lesions in liver segments 4 and 6 were detected in
computarized tomography (CT) (Figure 1). Conside-
ring the size and features of the cysts, interventional
radiological procedures were not preferred. A sub-
costal incision on the right side of the abdomen and
exploratory laparotomy were carried out. The cyst lo-
cated on segment 6 of the liver was found to be per-
forated. For both of the cysts, drainage was
performed with cystotomy. Cavities have been clo-
sed by omentopexy. During the operation, bile con-
tent couldn’t be found in the cystic content.
Jackson-Pratt drains, which have a diameter of 10
mm, were inserted into both of the cavities. Bile con-
tent started to come out of the drains the day after the
surgery. During the 18-day-long clinical observation
of the patient, there was bile leakage from drains with
varying amounts. Those drains include the left drain
located in the cystic cavity situated in segment 4 of
the liver and the right drain located in the cystic ca-
vity situated in segment 6 of the liver. The amount of
bile leakage for each drain is 655 cc and 220 cc for
left and right drains, respectively. The first endosco-

pic retrograde cholangiopancreatography (ERCP)
procedure to treat cystobiliary fistula is performed
after the 21% day of the surgery. During the proce-
dure, leakage from the right lobe has been spotted.
The procedure has terminated with a sphincterotomy
operation. Each drain’s flow was reduced on the 1%
day to 140 and 50 cc for left and right drains, respec-
tively. The flows reached the previous steady states
for each of the drains during consecutive days. Five
days after the 13 ERCP procedure, a 2" ERCP is per-
formed. During the operation, a plastic stent diame-
ter of 10F and length of 10 cm were inserted into the
common bile duct. During 51 days, left drain flow re-
mained at an average of 600 cc, right drain flow re-
mained at an average of 70 cc. Fifty two days after
the 2" ERCP, the 3" ERCP procedure was perfor-
med. A 10F stent was replaced with a plastic stent
diameter of 12F and length of 10 ¢cm into the com-
mon bile duct. During the 101-days following, the left
drain’s flow decreased to the average of 85 cc, and
the right drainage flow decreased to the average of
50 cc (Figure 2). The stent located in the common
bile duct was removed in the 4™ ERCP intervention
48 days after the 3 ERCP procedure.

I DISCUSSION

The patient of high socio-cultural status remained
asymptomatic until the late stage of the disease. He
had to take a break from work for 204 days. His qual-
ity of life has significantly deteriorated. He received
112 days of inpatient treatment. The patient was
treated with 2 Jackson-Pratt drains for 190 days. Dur-
ing that time, he underwent 4 ERCP procedures, and

FIGURE 1: World Health Organization Informal Working Group on Echinococcosis classified hydatic cysts based on ultrasonographic imagery as active (CE1, CE2), tran-
sitional (CE3a, CE3b), and inactive (CE4, CES5) cysts. During the stages CE2 and CE3b, surgical treatment is indicated. CE2 hydatid disease according to ultrasonography
larger than 15 cm in liver segments 4 and 6 in the preoperative period. Computarized tomography image of CE2 disease.
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Drain flow rates by days
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FIGURE 2: Flow rates of drains in the cyst lodge during the treatment process.
Blue: Left drain (Segment 4 located cystotomy lodge). Orange: Right drain (Seg-
ment 6 located cystotomy lodge).

the stent placed in the common bile duct has been
changed twice. He underwent magnetic resonance
imaging 6 times and CT 4 times. He received antibi-
otic treatment for 88 days. There had been 38 bio-
chemical tests and 6 antibiograms of the drain content
done.

To decide which procedure to choose for the tre-
atment, type of the cyst, localization and complica-
ted or uncomplicated characteristics of the cyst
should be considered. Surgical treatment is indicated
for the cysts which are large in diameter, classified
as an uncomplicated active and transitional stage,
compressing surrounding vital organs, unable to treat
percutaneously, and having cystobiliary communica-
tion.” The main purpose of surgical treatment is to eli-
minate the parasite, preventing the relapse of the
disease, and reduce complications and mortality.®
Fundamentals of conservative surgery consist of re-
moval of the cystic content and leaving the pericyst
partially or completely. Conservative surgeries are
simpler and safer than radical surgeries. But this sta-
tement became controversial due to the complicati-
ons emerging after the surgery and the long length of
stay. Bile fistula is a hard-to-treat complication that
manifests from conservative surgery.” When emer-
ges, it is hard to locate the biliary leakage area with a
new operation. In this case, decreasing the mean basic
pressure of the common bile duct should be the goal
by placing the stent in the common bile duct with the
help of ERCP-assisted-sphincterotomy. Mortality
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rate is 0.5-1.5% and local risk of recurrence is 20-
25% after the conservative surgery.!®!! Radical sur-
gery consists of hepatectomy and pericystectomy,
and it accounts for 10% of the overall surgical pro-
cedures. The procedure should be performed with
special attention to not open the cyst and removing
the cystic content or removal of the pericyst with or
without removing the surrounding parenchyma. Post-
operative morbidity has a rate of 3-30%.'? The ad-
vantage of radical surgery is the lack of the
probability of infection of the cavity and lower pro-
bability of bile fistula emergence (0-7.7%). The pro-
bability of the surgical wound infection is lower than
3%, and the recurrence rate is 0-6.4%.'? Cystic echi-
nococcosis patients with a longer cystic diameter of
10 cm, having the feature of multiple cysts, and cysts
are closer to the center of the liver need a multidis-
ciplinary approach. Radical surgery should be per-
formed on those patients who have a high probability
of emergence of the cistobiliary fistula.
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