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Case report

Multiple Recurrence of Hydatid Disease

Lasted 19 Years
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ABSTRACT

Hydatid disease (echinococcosis) is a potentially fatal parasitosis caused by tapeworm larvae of the genus Echino-
coccus which affects primarily the liver and the lungs. Howeuver, despite effective medical and surgical treatment, risk of
recurrence remains the main problem in the treatment of the disease. We describe here a rare case of multiple recurrence
of hydatid disease that lasted more than 19 years. The patient presented with multiple cysts of the liver and dissemina-
tion to the lung. The way of dissemination remained unclear and speculative. Despite surgical and intensive medical
treatment the disease progressed and the patient died in septic shock.
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Introduction

Hydatid disease (echinococcosis) is a zoonosis caused
by tapeworm larvae of the genus Echinococcus in the
Mediterranean countries mostly by species Echinoco-
ccocus granulosus. It affects primarily the liver and the
lungs. Although medical and surgical treatment can po-
tentially cure the disease, risk of recurrence remains the
main problem in the treatment of hydatid disease. We de-
scribe here a rare case of recurrent hydatid disease that
lasted more than 19 years.

Case Report

A 51-year-old-man presented with dry cough, fever
and chest pain lasted more than one month was admitted
to hospital. Prior to hospitalization he was unsuccess-
fully treated with different antimicrobial drugs. He wor-
ked in a warehouse. Nineteen years ago he was operated
for cystic hydatid disease of the right liver lobus and then
twice again during the following year because of new
liver cysts which appeared at the same localisation. Two
years later four cysts of the mediastinal pleura and one
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cyst of the right lung were discovered and surgically re-
moved. Four years later, thoracotomy and phrenotomy
were performed and multiple cysts of the left lung and
left lobus of the liver were removed. This operation was
complicated by pleural empyema. The patient was regu-
larly radiologically followed during the next three years.
He was asymptomatic for over 12 years. Upon hospitali-
sation, initial chest radiography and CT scans showed bi-
lateral multiple nodular infiltrates of the lung indicating
again the hydatid disease recidiv (Figure 1 and 2). Ab-
dominal CT scans showed the same changes in the left
lobus of the liver (Figure 3). The presumptive diagnosis
was supported by indirect haemagglutination test on
Echinococcus granulosus. The laboratory analyses sho-
wed elevated sedimentation rate — 56 (normal range-
-NR-2-10 mm/h), alkaline phosphatase — 138 (NR 34-104
U/L) and gamaglutamyl transferase — 733 (NR 7-32
U/L); other laboratory findings were within normal lim-
its. Blood cultures were negative. Fiberoptic bronchos-
copy demonstrated extramural compression of the left
inferior lobe and upper right lobe of the lung. Microbio-
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Fig. 1. Multiple nodular infiltrates of the lung on chest
radiography.

logical and cytological examinations of the specimens ob-
tained by bronchial washing were negative. Because of
the disease progression and high operative risk the pa-
tient received albendazol. One week later he became
afebrile and the operation was planned. However, clinical
worsening occurred during the next two weeks and the
patient got again high fever with productive cough and
haemoptysis and finally died with signs of respiratory
failure and septic shock. The autopsy confirmed pulmo-
nary and liver cystic hydatid disease with no sign of
transdiaphragmatic rupture.

Discussion

The patient presented lived during childhood in Dal-
matia (Croatia), known as an endemic Echinococcus gra-

Fig. 2. Multiple nodular infiltrates of the lung on computer
tomography.
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Fig. 3. Nodular infiltrates of the liver on computer tomography.

nulosus hydatidosis area®2. In most cases the liver (75%)
and lungs (15%) were primarily affected’3-5. Our patient
presented with non-specific respiratory simptoms-cough,
fever, haemoptysis and chest pain. We followed standard
diagnostic procedure that includes chest radiography, CT
and serological testing®. Xanthakis DS et al reported that
primary rupture of the liver hydatid cysts into the pleu-
ral cavity is rare”. In our case the haematogenous dis-
semination or transdiaphragmatic migration could be
the most probable causes of dissemination of the di-
sease®. However, the intravascular rupture and haema-
togenous spread of protoscoleces via the hepatic veins
into the lungs as a mechanism of diffuse intrapulmonary
dissemination is still to be discussed.

Our patient underwent various surgical treatments
several times during seven years of treatment, 12 years
before present hospitalisation. Surgical treatment can
potentially be curative and remains the treatment of
choice. The type of surgical intervention depends on the
form of disease®. The operative mortality rate is low
(1-2%), as well as the recurrence rate (1-3%)%. Medical
treatment before and after surgery additionally mini-
mises the risk of recurrence!. Kir A et al. described a re-
currence of a pulmonary cyst in only one patient of 23
who were operated because of simultaneous liver and
pulmonary cysts''. On the other hand, Gollackner B et
al. described a higher recurrence rate in 9 of 60 patients
(15%) at an interval of 3 months to 20 years from the
first operation'?. The relapses may inevitably occur in
hydatid surgery. However, we could not find any similar
case of hydatid disease, recurring so many times over so
long a period of more than 19 years despite repeated sur-
gical and medical treatment. Our patient did not perform
any radiological control for nine years. Regular and long-
-term follow-up, especially in endemic areas, timely diag-
nosed disease recurrence and aggressive treatment can
be crucial for such patients.
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Hidatidna bolest (ehinokokoza) je potencijalno fatalna parazitoza, uzrokovana parazitom Echinococcus i zahvaca
primarno jetru i pluéa. Unato¢ efikasnom medikamentoznom i kirurskom lijecenju, rekurentne epizode bolesti ostaju
osnovni problem u tretmanu. Opisujemo rijedak slucaj visestruko ponavljane ehinokokoze koja je trajala vise od 19
godina. Prezentirala se multiplim cistama jetre s diseminacijom u pluéa, no put diseminacije u ovom slucaju ostao je
ipak nepotpuno razjasnjen i ostavlja moguénost daljnjih rasprava. Unato¢ kirurskoj i medikamentoznoj terapiji doslo je
do znacajne progresije bolesti i razvoja septickog Soka s letalnim ishodom.
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