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Abstract

is a rare finding (6-11%).

ing techniques facilitates accurate diagnosis.

Background Hydatid disease, also known as echinococcosis, is a zoonaotic parasitic infection caused by the larvae

of the Echinococcus tapeworm. It is endemic in various regions worldwide, particularly in rural areas of countries

in southern South America, Central Asia, China, parts of Africa, the Mediterranean, and parts of the Middle East. The
disease primarily affects the liver (60-70% of cases) and the lungs (10-25% of cases), but it can involve any organ,
including the brain, bones, and rarely the pelvic region, as seen in our case report. Hydatid disease typically follows
an asymptomatic course in the early stages of the primary infection and may remain so potentially for years or even
permanently. If symptoms occur, they depend on various factors, such as the number, size, and location among other
factors. Typically, hydatid disease presents with nonspecific symptoms. Common symptoms include abdominal

pain, hepatomegaly, as well as anaphylaxis in case of cyst rupture. Extrahepatic intra-abdominal isolated hydatic cyst

Case presentation In our case, a 70 year-old Asian white male presented with right thigh pain radiating to the lower
leg, which is an atypical presentation for an extrahepatic intraabdominal hydatid cyst. Primary intraabdominal hydatid
cysts involving the pelvic region are relatively rare, and such cases pose diagnostic and management challenges.
Conclusion This case report underscores the challenges in diagnosing and managing extrahepatic intraabdominal
hydatid cysts, particularly in atypical presentations. A combination of clinical evaluation, serological studies, and imag-
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Introduction

Hydatid disease is a parasitic infection caused by the lar-
val stage of the Echinococcus genus. The cystic form of
the disease is most commonly caused by the Echinococ-
cus granulosus tapeworm, which infects humans as an
accidental intermediate host in its lifecycle. In the lifecy-
cle, canines serve as definitive hosts while ungulates act
as intermediate hosts. Definitive hosts become infected
by ingesting contaminated meat and shed eggs or gravid
proglottids in feces. Intermediate hosts are infected
through oral uptake of these eggs, which release larvae
in the small intestine and can be transported to various
organs, including the liver and lungs. Humans are often
infected as intermediate hosts owing to exposure to
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unwashed vegetables, infected animals, or contaminated
soil [1, 2]. Cystic hydatid disease exhibits a global distri-
bution with a prevalence of 1-200/100,000; however, it is
endemic in specific regions including South and Central
America, the Middle East, and Mediterranean Coun-
tries, as well as certain sub-Saharan African countries.
Although the disease can potentially manifest in any
part of the body, it is predominantly observed in the liver
(52-77% of cases) followed by the lungs (10-40%) [1-3].
Although rare, isolated extrahepatic intra-abdominal
cysts can occur, but extrahepatic intra-abdominal cystic
disease commonly coexists with hepatic involvement [2].

The purpose of this case report is to highlight the
uncommon occurrence of isolated hydatid cysts in the
right pelvic cavity. This rare presentation of the disease
warrants consideration of a wide range of differential
diagnoses and necessitates exploration of multiple treat-
ment options for managing this potentially life-threaten-
ing condition.

Case presentation

A 70 year-old Asian white man presented to the hospital
for right thigh pain radiating to the lower leg. The patient
was in pain for 1 month and was unable to walk. His past
medical history is confined to controlled hypothyroidism
with no past surgical history. He is a nonsmoker, nonal-
coholic, and denied any drug abuse.

On physical examination the patient was alert, con-
scious, and oriented. The patient had a regular heart-
beat, good bilateral airway entry, and soft abdomen.
The physical examination was insignificant except for a
right thigh tenderness and a decrease range of motion.
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Vital signs were within the normal range. The computed
tomography (CT) scan showed a large multi-loculated
complex cystic lesion on the right pelvic cavity measur-
ing 14X 10 cm with multiple thick septae [Figure. 1]. The
cysts have induced a remodeling of the subjacent right
iliac and acetabular bones [Figure. 2]. It was attached to
the right iliopsoas muscle. The cyst was extending to the
level of the anorectal junction and involving the obtura-
tor internus muscle. The large mass was compressing the
bladder and the rectosigmoid colon. Laboratory tests
showed high anti-echinococcus-HAI level (1/2560), nor-
mocytic anemia: (HG: 0.8.4 g/dl, HCT: 25%), and eosin-
ophilia (6%). The diagnosis of hydatid cyst stage CE3B
(Gharbi classification) was confirmed. CT-scan of the
head and chest was done to rule out the spread of cysts.
Albendazole per Oz for 2 weeks was ordered followed by
hydatid cyst removal under general anesthesia. An ante-
rior approach with vertical incision from the xiphoid
to the umbilicus was made, for optimal exposure and
control given the complex and extensive nature of the
lesion. The cyst was identified, and the surrounding tis-
sues were covered with cetrimide-soaked pads. Cetrim-
ide (a scolocidal agent) was injected in the cyst cavity and
allowed to sit for 10 min, after which it was evacuated,
and the cavity was irrigated with isotonic sodium chlo-
ride solution. The cyst was then evacuated using a strong
suction device, and cetrimide was injected again into the
cavity [Figure. 3]. After the second injection of cetrimide,
the patient experienced bradycardia (20 heartbeats per
minute) and hypotension. The patient was in anaphylac-
tic shock. Surgery was paused and advanced cardiac life
support (ACLS) treatment was started. After eight cycles

Fig. 1 Computed tomography of the abdominopelvis showing cystic lesions along the right pelvic cavity
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Fig. 2 Computed tomography scan showing the remodeling of the sub adjacent right iliac and acetabular caused by the cysts

of cardiac massage with the injection of atropine, adrena-
line, sodium bicarbonate, and hydrocortisone, the patient
resumed his cardiac function but with undetectable arte-
rial pressure. Noradrenaline was started. Then, surgery
was resumed rapidly where the cyst was removed, and
part of the greater omentum was used to fill the defect
(omentoplasty). The Patient was then transferred to the
intensive care unit (ICU). In the ICU, the patient still had
no detectable blood pressure, although the maximum
dose of noradrenaline was given. After about 5 hours,
owing to anaphylactic shock, the patient had a cardiac
arrest and passed away.

Discussion

Hydatid disease is a parasitic infection caused by the
larval stage of the Echinococcus genus. It is endemic in
various regions worldwide, particularly in rural areas
of countries in southern South America, Central Asia,
China, parts of Africa, the Mediterranean, and parts of
the Middle East [4]. The disease primarily affects the liver
(60-70% of cases) and the lungs (10-25% of cases) [5],
but it can involve any organ, including the brain, bones,
and rarely, the pelvic region, as seen in our case report
[4]. Extra-hepatic intra-abdominal isolated hydatic cyst is
a rare finding (6-11%) [5]. It typically follows an asymp-
tomatic course in the early stages of the primary infection
and may remain so potentially for years or even perma-
nently. If symptoms were to occur, they would depend
on various factors such as the number, size, and location
among other factors [6]. Typically, hydatid disease pre-
sents with non-specific symptoms. Common symptoms

include abdominal pain, hepatomegaly, as well as anaphy-
laxis in case of cyst rupture [7].

In our case, a 70-year-old man with no significant med-
ical history except controlled hypothyroidism presented
with severe right thigh pain, decreased range of motion,
and an inability to walk. The CT scan revealed a large
multiloculated complex cystic lesion in the right pelvic
cavity, measuring 14X 10 cm, with multiple thick septae.
The cyst was attached to the iliopsoas muscle, extend-
ing to the anorectal junction, and involving the obturator
internus muscle. This extensive involvement resulted in
compression of the bladder and the rectosigmoid colon.
Laboratory tests demonstrated elevated anti-Echinococ-
cus-HAI levels, normocytic anemia, and eosinophilia,
consistent with the diagnosis of hydatid cyst stage CE3B
(Gharbi classification) [8, 9].

The diagnosis of hydatid disease relies on a combina-
tion of clinical evaluation, serological studies, and imag-
ing techniques. Serological tests, such as enzyme-linked
immunosorbent assay (ELISA) and indirect hemaggluti-
nation assay (IHA), measure specific antibodies against
Echinococcus and can aid in the diagnosis; however, their
role is less important than imaging owing to high false
negative rates [10].

Imaging modalities, including ultrasound, computed
tomography (CT), and magnetic resonance imaging
(MRI), play a crucial role in the diagnosis and assessment
of hydatid cysts. Ultrasound is often the initial imaging
modality of choice owing to its widespread availabil-
ity, cost-effectiveness, and ability to differentiate cystic
from solid lesions. Ultrasound is also the gold stand-
ard for staging hydatid disease. [10]. On the other hand,
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computed tomography (CT) scans excel at identifying
calcification and involvement of the bones, while MRI
may be useful in cases where soft tissue involvement or
spinal cord compression is suspected [11].

The management of extrahepatic intraabdominal
hydatid disease involves a multidisciplinary approach,
integrating medical treatment and surgical intervention.
The mainstay of medical treatment is the administra-
tion of benzimidazole derivatives, such as albendazole, to
reduce the risk of recurrence and systemic dissemination
[12]. A typical regimen involves a preoperative course of
2 weeks to minimize the risk of anaphylactic reactions
during surgery, followed by a postoperative course for
several months with a minimum overall duration of treat-
ment of 3 months [4].

Surgical intervention is essential for the definitive
treatment of hydatid cysts [13]. The choice of surgi-
cal approach depends on the cyst’s location, size, and
involvement of adjacent structures. Pericystectomy,
cystectomy, and total organ resection are commonly
employed techniques to achieve complete cyst removal
while preserving organ function [13]. However, surgi-
cal treatment carries potential risks, including infection,
cyst rupture, anaphylactic shock, and recurrence. Other
modalities of proposed treatments may include percu-
taneous approaches, such as the PAIR technique, radi-
ofrequency thermo-ablation, or some even proposed a
conservative approach where we monitor the disease
progression. It is vital to note that a newer approach
has emerged in recent years in the form of percutane-
ous operations, most important of which is the puncture,
aspiration, injection, respiration (PAIR) technique. In the
PAIR technique, half of the cyst volume is aspirated, 20%
hypertonic saline solution is injected as one third of the
initial cyst volume. After 20 minutes, the cyst volume is
aspirated again. It is merely used for type I and II cysts
below the size of 6 cm. Additionally, it is not applicable
for cysts that are calcific and solid (15-18). The cysts in
type III and those bigger than 6 cm are treated with per-
cutaneous drainage catheter administration [14-16].

There is no global gold standard of a go-to treatment
for hydatid disease, but rather the treatment choice
should be individualized to each case with a discussion
of the treatment options available with the patient [12].
The extraperitoneal approach with partial cystectomy to
avoid damage to nervous structures is recommended for
primary intraabdominal extra-hepatic cysts of the abdo-
men that involve the psoas muscle [5].

In our case, an anterior approach with a vertical
incision from the xiphoid to the umbilicus was made.
The cyst was identified and surrounded by cetrimide-
soaked pads to minimize the risk of cyst rupture. Cet-
rimide, a scolicidal agent, was injected into the cyst
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cavity, and after evacuation, the cavity was irrigated
with isotonic sodium chloride solution. However, the
patient experienced an anaphylactic shock following
the second injection of cetrimide. Prompt management
restored cardiac function, and the cyst was removed.
The patient, unfortunately, suffered a cardiac arrest and
passed away 3 hours after the procedure.

Cetrimide is a potent disinfectant and effective scoli-
cidal agent used to sterilize the cyst and prevent intra-
operative dissemination of its contents [17]. Numerous
scolicidal agents with different concentrations have
been proposed for treatment in literature, but no
guidelines to date exist on the acceptable volume and
concentration that can be used safely. The present
uncertainties in the use of scolicides, the difficulty of
accurately estimating the volume of the hydatid cyst
in situ, urge upon the surgeon the employment of the
most potent safe scolicide available [18]. Although cet-
rimide is effective in very low concentrations, it is not
devoid of complications. Dreadful side effects have
been reported in literature, including methemoglobine-
mia and deep cyanosis that may ensue [19], chemically
induced peritonitis with massive adhesions and bowel
obstruction postoperatively [20], increasingly severe
metabolic acidosis that can lead to cardiovascular col-
lapse with vasoplegic collapse, low central venous pres-
sure, oliguria, and abdominal tension, all attributed to
third spacing [21], convulsions, and coma.

The recurrence rate of hydatid disease varies depending
on several factors, including cyst characteristics and the
extent of surgical resection. Reported recurrence rates
for intraabdominal hydatid cysts range from 2 to 30%
[4]. Regular follow-up, including clinical evaluation and
imaging, is crucial for the early detection of recurrence.
The follow-up typically involves the use of imaging at 3
month intervals for 3 years at least to detect the recur-
rence of cysts with monitoring of cyst size among other
cyst characteristics. [4]

Postoperative events following hydatid cyst surgery can
include pain, wound infection, cystic fluid collection, and
abscess formation. In our case, anaphylactic shock during
surgery was the major complication encountered, which
was appropriately managed. However, the subsequent
cardiac arrest led to the patient’s unfortunate demise.

On the basis of our experience, future cases of extra-
hepatic intraabdominal hydatid cysts should maintain
a high index of suspicion for the disease, even in the
absence of typical symptoms. The risks and benefits of
scolicidal agents, including cetrimide, should be care-
fully considered, and alternative agents or approaches
should be explored to minimize the risk of anaphylactic
reactions. A multidisciplinary approach involving infec-
tious disease specialists, surgeons, anesthesiologists, and
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critical care teams remains crucial for optimal patient
management.

Conclusion

In conclusion, this case report underscores the challenges
in diagnosing and managing extrahepatic intraabdomi-
nal hydatid cysts, particularly in atypical presentations.
A combination of clinical evaluation, serological stud-
ies, and imaging techniques facilitates accurate diagno-
sis. The treatment approach involves a multidisciplinary
strategy with medical therapy and surgical intervention,
aiming for complete cyst removal while minimizing com-
plications. Further research is needed to refine diagnos-
tic and therapeutic strategies, improve patient outcomes,
and reduce the burden of this rare but significant disease.
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