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Case Report

Polycystic hydatidosis and hepatocellular carcinoma
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Abstract

Polycystic hydatidosis (Neotropical echinococcosis) is a zoonosis, with Echinococcus vogeli acting as the etiological agent. It occurs solely in the New World, with reports
of cases coming almost exclusively from the Amazon region. This condition has a chronic evolution, the symptoms of which only manifest in the most advanced stage
of the disease with symptoms of palpable abdominal mass. The organ most frequently affected is typically the liver. Hepatocellular Carcinoma (HCC) is prevalent in
more than 1.5 million people worldwide. In Brazil, Hepatocellular Carcinoma is related to Hepatitis B and C viral infections in 68.5% of cases. The hepatitis incidence
in the Amazon region is higher than in other regions of the country and is one of the differential diagnoses of polycystic hydatidosis. The concomitance of these

infections has not yet been described in the literature.

Introduction

Polycystic Hydatidosis (Neotropical echinococcosis) is a zoonosis,
with Echinococcus vogeli acting as the etiological agent. It occurs solely
in the New World [1,2], with reports of cases coming almost exclusively
from the Amazon region. Its biological cycle involves two hosts: the
Bush Dog (Speothos venaticus), and rodents, particularly the Lowland
Paca (Cuniculus paca). Human beings are affected upon ingesting
E. vogeli eggs which are eliminated along with the feces of domestic
dogs. The dogs are infected when, during hunting, they are fed viscera
contaminated with the larval form of E. vogeli [3-5]. This condition has
a chronic evolution, the symptoms of which only manifest in the most
advanced stage of the disease with symptoms of palpable abdominal
mass. The organ most frequently affected is typically the liver. Other
organs that may be involved include the diaphragm, spleen, pancreas,
omentum, mesentery and uterus [3,6,7].

Hepatocellular Carcinoma (HCC) is prevalent in more than 1.5
million people worldwide, with approximately 20,000 new cases in the
United States and Brazil. HCC is the fifth most common malignant
neoplasm in men, and the seventh in women. Most patients are
found in poorly developed countries, notably in regions in where the
Hepatitis B virus is endemic, such as in southern Asia and Sub-Saharan
Africa. In Brazil, this affliction affects about 10/100,000 individuals.
HCC is rarely found in individuals below the age of 40, while peaking
at approximately 70 years of age. This neoplasia affects the male gender
2 to 4 times than the female [8,9]. In Brazil, Hepatocellular Carcinoma
is related to Hepatitis B and C viral infections in 68.5% of cases. The
hepatitis incidence in the Amazon region is higher than in other
regions of the country [10].

Case report

The patient is a 40-year-old male, hailing from Santa Rosa do
Purts, AC. The patient was sent to the Gastroenterology Service. He
presented epigastric pain over a 3-month period, associated with
nausea, heartburn, postprandial fullness and early satiety. He lost
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6 kg during that period. System Review and Previous Pathological
History contained no relevant data. Epidemiological History included
the subject’s habit of hunting, and his Social History of having dogs
present at his place of residence. The physical examination returned
with normal results with the exception of the presence of a palpable
liver of 4 cm from the right costal margin, painless and with a smooth
surface.

Ultrasound on 4/11/15: Two isoechoic images, rounded and
heterogeneous, exhibiting defined limits with posterior acoustic
shadow; Solid, and located in Seg. II; Measuring 9 cm at its greatest,
and 3 cm at its smallest; Absence of intra or extrahepatic dilatation.
Computerized tomography on 11/17/15: Liver nodules exhibit
neoplastic aspects, with agglomerated and confluent cysts in LD.
Serology results for HIV 1 and 2, as well as Hepatitis B and C, negative.
Alpha-fetal-protein: 17436 ng/mL. CEA: 4.86 ng/mL. UGIE on 1/15/16:
Moderate endoscopic enanthematous Pangastritis. Colonoscopy on
1/18/16: Normal. Thoracic X-ray on 3/13/16: Normal. Other staging
exams reveal NX MO.

On 29/01/2016, patient underwent a left hepatectomy and resection
of lesion in Seg. VII, as well as alcoholization of 2 nodules, each 1
cm, in Seg. V. The patient was discharged on the 7* postoperative
day, without intercurrences. Histopathology: Left lobe - Moderately
differentiated Hepatocellular Carcinoma, surgical margins unaffected,
intact Glisson's capsule. Cystic lesion: Hydatidosis (Figures 1-3).

*Correspondence to: Nilton Ghiotti de Siqueira, Acre State Hospital Foundation,
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Figure 1. Computerized tomography with contrast, portal phase, voluminous lesion in
Segments II and IVa, and cystic lesions grouped in Segment VIII

Figure 2. Aspects of the surgery: a) In situ lesions in Segments IVa and II; b) cystic lesions
of Segment VII and solid lesions in Segments IVa and II; ¢) macroscopic aspect of the
cystic lesions, observation of vesicles on the interior of the lesions

Figure 3. Characteristic histological appearance of the laminated membrane showing
a cerebral aspect, one of the characteristics of Echinococcus vogeli (green arrows) and
protoscoleces (black arrows) (HE)

Discussion and conclusion

Hydatidosis is a disease that can manifest as abdominal palpable
mass, and cystic lesions are found in infected organs, notably in the
liver [11,12]. This affliction may mimic neoplastic lesions in affected
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patients, which may compromise the management of these patients.
Said patients are usually treated with chemotherapy (albendazole)
and/or surgery. The combination of these forms of treatment is safer
and more effective [7,13]. Surgical findings are also important for
diagnostic confirmation, as well as to rule out neoplasia. The resected
cysts must be sent for anatomopathological analysis in order to identify
characteristics of the cyst capsules and aculeus which are consistent
with E. vogeli infection [6,14].

The findings of cystic lesions with peripheral calcifications in
patients with compatible epidemiological history through imaging
exams, particularly Computerized Tomography, are also considered as
diagnostic criteria for Hydatidosis. Serological tests may also be used
for diagnostic evaluation. There are, however, limitations on sensitivity
and specificity [3,12].

Imaging methods are important tools in the detection and
establishment of a noninvasive diagnosis of HCC, with its diagnosis
being possible even without biopsy. Cases of non-classical HCC are
confirmed by anatomopathological study [15].

The coexistence of cystic hydatidosis (CH), whose etiologic agent
consists of E. granulosus and hepatocellular carcinoma, is a rare event
[16-22]. However, there is no mention in the literature of the correlation
between HCC and polycystic hydatidosis, the etiological agent of which
is E. vogeli. The latter is generally found in the Amazon Region and its
frequency is high in populations of the State of Acre [3,23-26].

CH can manifest as tumor-like, and with lesions in the liver,
which have been caused by the parasite; it may be infiltrative in nature,
whereas the parasites may reside in their hosts and remain clinically
unnoticed for long periods [27]. On the other hand, it is speculated that
the metacestode may acquire some means of modulating the human
immune response, neutralizing the adverse reactions of the host and,
in turn, influencing the physiology of the peri-parasitic area to its
own advantage. Similarly, the cancer is also related to changes in the
immune system [27,28].

Recently, Stadelmann et al. [29] reported that phosphoglucose
isomerase from E. multilocularis (EmPGI), a component of the
metacestode laminar layer, showed a similarity in the amino acid
sequence of 86%, with that of human PGI. PGI in mammals consists
of a multifunctional protein that can act as a cytokine, growth factor
and inducer of angiogenesis. This plays a role in tumor development
and metastasis. Based on this information, the possibility that
echinococcosis may play a role in the development and metastasis of
HCC in humans is demonstrated [30].

In the State of Acre, where the case in question occurred, co-
infection of polycystic hydatidosis, hepatitis B and C virus, as well as
HIV, was identified. However, despite the risk factors for HCC, this
patient had exhibited no evidence of primary malignant neoplasm of
the liver [31]. In contrast, the subject of this study had no risk factors
for HCC and presented this primary neoplasia.
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