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Abstract

BACKGROUND

Primary pelvic Echinococcus granulosus infection is clinically rare. The reported
cases of pelvic Echinococcus granulosus infection are considered to be secondary to
cystic echinococcosis in other organs. Single Echinococcus granulosus infection is
very rare.

CASE SUMMARY

In this report, we presented a case of primary pelvic Echinococcus granulosus
infection admitted to the First Affiliated Hospital of Xinjiang Medical University.
We described the key diagnostic points and surgical treatment of this case. We
also summarized the epidemiological characteristics and pathogenesis of the
disease.

CONCLUSION

Our case may provide clinical data for the diagnosis and treatment of primary
pelvic Echinococcus granulosus infection.

Key Words: Primary pelvic Echinococcus granulosus infection, Echinococcosis; Case
report
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Core Tip: Primary pelvic Echinococcus granulosus infection is clinically rare. In this report, we presented
a case of primary pelvic Echinococcus granulosus infection. We described the key diagnostic points and
surgical treatment of this case and summarized the epidemiological characteristics and pathogenesis of the
disease. Our case may provide clinical data for the diagnosis and treatment of primary pelvic Echino-
coccus granulosus infection.

Citation: Abulaiti Y, Kadi A, Tayier B, Tuergan T, Shalayiadang P, Abulizi A, Ahan A. Primary pelvic
Echinococcus granulosus infection: A case report. World J Clin Cases 2023; 11(17): 4084-4089

URL: https://www.wjgnet.com/2307-8960/full/v11/i17/4084.htm

DOI: https://dx.doi.org/10.12998/wjcc.v11.i17.4084

INTRODUCTION

Echinococcosis, also known as hydatidosis, is a zoonotic disease caused by infection with echinococcus,
which includes Echinococcus granulosus, Echinococcus multilocularis, Echinococcus oligarthrus, and Echino-
coccus vogeli[1]. Echinococcus cyst matures in the small intestine of dogs or other canines and grows and
reproduces in internal organs of ungulates (sheep, cattle, and pigs). Humans are the accidental
intermediate hosts of echinococcus|2]. So far, the human-to-human transmission of echinococcus has not
been reported. The most common parasitic sites of echinococcus are the liver (68%-75%) and lung (15%-
22%)[3]. Infection of echinococcus in other parts of the body, such as the spleen, kidneys, heart, bones,
muscles, skin, abdomen or pelvis, brain, and ovaries, accounts for 5%-10%[4]. Hydatidosis is common in
regions of agriculture and animal husbandry, such as the Mediterranean region, the southwestern
United States, Latin America, the Middle East, China, and Africa[5].

CASE PRESENTATION

Chief complaints
A 70-year-old male was admitted due to pelvic mass found on physical examination for more than 1
mo.

History of present illness
He had no complaint of discomfort, and had normal urination and defecation, and normal diet.

History of past illness

The patient had no history of alcohol consumption, drug abuse or other high-risk behaviors causing
pelvic Echinococcus granulosus infection. He was in good health and denied any history of hypertension,
diabetes and/or heart diseases.

Personal and family history
The patient was from a village in Hutubi County, Xinjiang Uygur Autonomous Region, and had a
history of dog exposure.

Physical examination
On abdominal examination, a bulge in the lower abdomen was observed.

Laboratory examinations

Carbohydrate antigen antigen 125 was 27.50 U/mL. The remaining indicators of laboratory analysis
were within the normal range, such as white blood cells, neutrophils, eosinophils, basophils, alpha-
fetoprotein, Carbohydrate antigen 199, carcinoembryonic antigen, etc.

Imaging examinations

Thoracic, abdominal, and pelvic enhanced computed tomography (CT) scans showed a space-occupying
lesion with mixed density in the vesicorectal space, which was considered as a benign lesion and was
more likely to be hydatid disease. No lesion was observed in the liver, spleen, chest and lungs.
Ultrasound showed a mixed pelvic mass measuring 14.88 cm x 8.71 cm (Figure 1).
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Figure 1 Computed tomography scans showed a space-occupying lesion with mixed density in the vesicorectal space, which was
considered a benign lesion and was more likely to be hydatid disease. A: The sagittal position of enhanced computed tomography (CT) of lesions; B:
Enhanced CT coronal view of the lesion. UB: Urinary Bladder; CE: cystic echinococcosis; PR: Per Rectum.
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FINAL DIAGNOSIS

Primary pelvic echinococcus infection was diagnosed according to imaging examination and medical
history.

TREATMENT

Surgical treatment was planned after preoperative preparation. Intraoperatively, it was observed that
the mass extended from the bottom of the pelvis to vesicorectal space, with a calcified outer wall and a
hard texture with high-tension. The back of the mass was densely adhered to the lower end of the
rectum. The needle puncture and pathological examination of the mass was firstly performed after
isolating the mass from the surrounding tissues using hypertonic saline. There is no obvious bleeding
during needle puncture for mass. Then, after opening the outer wall of mass (measuring 15 mm in
thickness), a large number of necrotic hydatid ascosycetes were observed. Cyst puncture decompression
was performed and a large number of pale yellow cysts were sucked out, considered as Echinococcus
granulosus. The total capacity of the cyst was about 2500 mL. The cyst outer wall and the surface nodules
of outer wall were sent for rapid pathological examination, which suggested hydatidosis. There were
chronic inflammatory changes in the surface nodules of outer wall, indicating hydatid fibrous outer
capsule. Therefore, the intraoperative diagnosis was suggested as pelvic echinococcus. The inner
capsule and the dissociative outer capsule of the echinococcus cyst was completely removed. However,
the outer capsules that were densely adherent to the anterior rectal wall and pelvic floor were not

resected. Postoperative routine pathological evaluation confirmed pelvic Echinococcosis granulosis
(Figure 2).

OUTCOME AND FOLLOW-UP

After surgery, the patient's condition was improved. There was small amount of reddish fluid in the
pelvic drainage fluid, and the drainage tube was removed on the sixth day after surgery. Subsequently,
the patient was discharged. The patient was followed up for one year after surgery, and no recurrence
was found.

DISCUSSION

Echinococcosis is a zoonotic parasitic disease. Echinococcus granulosus, a causative pathogen of cystic
echinococcosis, and, Echinococcus multilocularis, a causative pathogen of alveolar echinococcosis, have
important clinical significance[6]. These diseases have been found in Inner Mongolia, Sichuan, Tibet
Autonomous Region, Gansu, Qinghai, Ningxia Hui Autonomous Region, Yunnan, Shaanxi, and
Xinjiang Uygur Autonomous Region in China[7]. Echinococcus infection in humans may be via contact
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Figure 2 Postoperative routine pathological evaluation showed cyst wall-like tissue with a thickness of 0.2-1 cm, and appeared as gray-
yellow with a slightly hard texture. Some gray-white materials were also observed with a soft texture. These findings indicate infection with Echinococcosis

granulosus.
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with egg-containing filth. The oncosphere hatches in the human intestine and then spreads to other
organs via blood circulation. The liver is the most commonly affected organ, followed by the lungs.
Although infection of any organ can occur, primary pelvic infection is very rare, accounting for 0.2%-2%
of all cases[8]. In 80% of cases with pelvic hydatid disease, the ovary is the most commonly affected
organ, followed by the uterus[9]. Interestingly, in the case of this study, only the pelvic cavity was
involved, but not other organs. Most studies have shown multiple organ involvement. However, rare
organ involvement is usually associated with common organ involvement. In our case, however, this
association was not observed. The case in this study was with primary solitary pelvic hydatid disease,
and the lesions were closely related to the rectum and bladder. The infection source may be that the
oncosphere hatches in the gastroduodenal, enters the pelvic cavity through the pelvic venous plexus
and peri-bladder tissues, and then develops into a solitary cyst[10]. Echinococcus granulosus may
compress infected and adjacent tissues and can also secrete toxins[11]. Primary pelvic hydatid disease
has no specific clinical symptoms, and are usually found on physical examination or by local
compression symptoms resulting from enlarging cyst, such as compression of the bladder or rectum,
urinary catheter blockage, kidney failure, lower abdominal pain, etc[12]. After reaching the tissue or
organ, hydatid cysts grow about 1 cm per year, which explains why most patients remain asymptomatic
for years. A small number of cases may present with signs and symptoms, depending on the size,
number, and location of lesions, their relationship to vascular structures, and compression of adjacent
organs. In areas where this zoonotic disease is endemic, it should be considered a differential diagnosis
option for pelvic tumors. Pelvic hydatid disease may resemble malignancy[13]. Hydatid disease is
mostly diagnosed based on clinical presentation, serology, and imaging (CT scan or ultrasound scan)
findings. The CT scan could show calcifications and cysts of hydatid disease[14]. Although the tests
mentioned above are highly sensitive, the gold standard is histopathology, and surgery has always been
considered the primary treatment choice[5]. During surgery, the risk of cyst leakage, severe allergic
symptoms, rectal damage, and intestinal fistula due to complete capsule peeling should be avoided. The
outer capsule should be peeled off as much as possible, while for those that cannot be peeled off and
removed, concentrated sodium should be used for repeated rinsing. Cystic collapse, calcification, or no
cystic lesions are used as the efficacy evaluation criterion for the clinical recovery of patients. Patients
who develop new cysts of the same size or larger than previous cysts in the same or different organs
after treatment are considered disease recurrence. However, the recurrence rate after surgery for
primary echinococcosis ranges from 8% to 22%, and most recurrences occur within two years after
surgery[15]. Mebendazole or albendazole should be used as an adjuvant to surgery if resection is
incomplete. Surgery is the most acceptable treatment for pelvic echinococcosis, while albendazole
therapy is effective in cases with small cysts or patients who are unsuitable for surgery. In general,
albendazole is not suitable for all cases. Preoperative albendazole treatment can reduce intracapsular
pressure, while postoperative albendazole can decrease the risk of echinococcosis recurrence.
Preoperative and postoperative albendazole is the optimal treatment option[16]. Percutaneous suction,
injection, and aspiration are effective and safe treatments for hepatic hydatid disease. Previously, direct
puncture of echinococcosis was considered unsafe because there was a risk of allergic reactions and
wider spreading if the cyst fluid was spilled into the peritoneal cavity. Due to the complex anatomy of
the pelvis and the potential risk of urogenital injury, treating pelvic hydatid disease using percutaneous
suction, injection, and aspiration can be technically challenging. However, this technique is only suitable
for pelvic hydatids if there is a safe route of needle penetration into the cyst confirmed by imaging[17].
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CONCLUSION

Primary pelvic hydatidosis is rare even in endemic areas. Therefore, it is important to distinguish pelvic
hydatidosis from other cystic lesions that occur in the pelvis, especially in endemic areas. Although
pelvic hydatidosis is not malignant, it is a serious condition that should be distinguished from those
with a poor prognosis.
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