Case Report

2018

Vol.6 No.2:12

iMedPub Journals

www.imedpub.com

Journal of Universal Surgery
ISSN 2254-6758

DOI: 10.21767/2254-6758.100102

A Huge Primary Hydatid Cyst of Uterus: A Nait Slimane N,

. . Taieb M, Khiali R,
Case Report and Review of Literature Rabehi H, Bekhouche R and

Bendjaballah A*

Department of General Surgery, Ain Taya
Hospital, Algiers, Algeria

Abstract

Human hydatid cyst is an endemic disease and its distribution is worldwide
affecting many countries in the Northern Africa as well as other parts of the
world including Middle East area, India, South America, New Zealand, Australia,
Turkey and Southern Europe. This disease is a major public health problem in
our country. The incidence of the disease has been increasing in the absence
of an effective prevention policy. It is ubiquitous; it is endemic to our region of
“Grand Maghreb”. At this geographical ubiquity joins a ubiquitous localization.
The primary involvement of pelvic organs by Echinoccocus granulosus is extremely
rare. In addition to liver and lung localization representing 90% of the disease,
other organs and tissues are spared. The pelvic seat is rare; it is 0.2 to 2% of cases.
The isolated uterine localization is even more exceptional, it considered unusual.
We report a case of a voluminous primary and solitary hydatid cyst of uterus in
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young female which was mimicking a pregnancy.
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Introduction

Hydatid cystic disease is a parasitic disease caused by the larval
form of E.s granulosus [1,2]. Primary host of hydatid disease is
the dog. Humans become an accidental intermediate host. The
growth is slow and it may take several years before hydatid cyst
become symptomatic. Hydatid cysts may be found in almost any
part of the body, but are most often found in the liver (60%) and
lungs (30%). The occurrence of hydatid disease is extremely low in
genital organs, appearing with an incidence of 0.5%. Despite the
plethora of publications concerning hydatid cyst, little is known
about disease affecting genital organs especially the uterus and
when it is primary This is a disease that has been known since
antiquity and was described by Hippocrates with the particular
term “liver filled with water”, followed by the famous Arabian
physician Al-rahzes who wrote on hydatid cyst of the liver about
one thousand years ago [3]. The life cycle of the parasite was
acknowledged by Dew et al. [4].

Case Report

A 27 years old woman admitted in the surgical department for a
voluminous uterine hydatid cyst associated with a chronic pelvic
pain for 15 months of evolution. For the last five months it has
become very large, which push the patient to think that she
was pregnant. She had no history of any chronic illness. There
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is no history of hemoptysis or melena, or fever, no history of
metrorrhagia. General and systemic examination of the patient
was good. Examination of respiratory and cardiovascular systems
revealed no abnormalities. Blood investigations were within
normal values. The hydatid serology was strongly positive at
1/4500 (ELISA technique). The chest X-ray examination shown
no hydatid localization at the both lungs and ECG was without
abnormality. A beta HCG was negative. The abdomen was
distended by the presence of an abdominal mass simulating
a pregnancy of six months (Figure 1). The vaginal and rectal
examination combined with abdominal palpation reveal a filling
of the Douglas pouch by the imposing mass associated to a
pain triggered by the mobilization of the cervix. Abdominal and
pelvic ultrasound (Figure 2) objective a large cystic mass it was a
hydatid cyst in a stage 1l of GHARBI’s classification “honeycomb”,
the liver was free, no other abdominal localizations. The CT scan
(Figure 3) showed a large cystic formation measuring 194 x 116
mm, multilocular developed from the posterior wall of the uterus
probably hydatid origin. No anomalies found in the other part
of the abdomen. The diagnosis of uterine hydatid cyst location
was evident. The patient underwent surgery and the surgical
approach was a median laparotomy under umbilicus which
reveals an enormous mass of the posterior wall of the uterus.
Protection of the peritoneal cavity and isolation of the uterus by
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Figure 1 Distended abdomen by the cyst.

Figure 2 Abdominal ultrasound objective a large cystic
mass it was a hydatid cyst in a stage lll of GHARBI’s
classification with honeycomb appearance.
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fields soaked in oxygen peroxide at 10 volumes to avoid seeding
and secondary Echinococcosis (Figure 4). The oxygen peroxide
(H,0,) was used as scolicide. Repeated sterilization of the cystic
cavity was done by H,0,, followed by total extraction of hydatid
material (Figure 5). We use in this case laparoscopy camera to
check the residual cavity which allowed us to detect several
daughters’ vesicles that were not even possible before (Figure
6). This explains the recurrence observed in some patients. The
resection of the projecting cyst wall was performed. She passed
a good and quit post-operative period. She was discharged after
7 days. A long-term contraceptive treatment was prescribed for
the patient to allow the myometrium to regenerate and restore
its functions associated with an antiparasitic chemotherapy
“Albendazole” to sterilize the residual cavity of the cyst and
to ovoid recurrences. The patient was reviewed at one and
three years after surgery and there was no recurrence. Hydatid
serology was frankly diminished (1/320). The histological result
was in favor of hydatid cyst of uterus (Figure 7).
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Figure 3 CT scan images of the abdomen showing large cystic
formation.
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Figure 4 Large hydatid cyst of the uterus exteriorized through a

midline laparotomy.
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Discussion

Primary involvement of pelvic organs by E. granulosus is
extremely rare and is almost always secondary to rupture into
the abdominal cavity of hepatic cyst or cysts from other
abdominal organs [5]. However primary pelvic Echinoccocus has
been described and the disease appears to be exclusively
confined to the genital organs [6]. Infestation by hydatid disease
in humans occurs most commonly in the liver in about 70% of
cases followed by the lung in about 20% of cases and the two
organs can be affected simultaneously in about 15% of cases [7].
The involvement of pelvic region occurs in about 0.2 to 2% of
cases [8]. Primary host of hydatid disease is the dog [9,10]. This
parasite has a worldwide distribution. It is most prevalent in
sheep- and cattle-raising countries. Human infection occurs from
ingestion of material contaminated with dog (definitive host)
Figure5 Several daughters’ vesicles withdrawn from hydatid feces containing tapeworm eggs, which hatch in the intestine;
cyst. ) thelarvalembryos then penetrate the bowel wall and disseminate

through the blood stream. A typical hydatid cyst is formed from
its embryo. It consists of three layers of cystic membrane [11].
The outer layer “pericyst or adventitia” consists of fibrous tissue
is grey in color. It is formed from the hot tissue as a result of
chronic inflammatory reaction of the parasite. The pericyst
usually increases in thickness as the cyst expands. Liver and
spleen hydatid cyst have a thick pericyst, as compared to
peritoneal hydatid cysts, in which the pericyst is extremely thin.
In the lung and the brain there is no pericyst at all. With time,
parts of pericyst may calcify and complete calcification may
interrupt the nutrient an oxygen supply to the parasites and thus
marks the death of the hydatid cyst. The parasite constitutes the
laminated membrane (ectocyst) and the germinal layer
(endocyst). The ectocyst has the appearance of the white of a
hard-boiled egg. It is elastic, made up of gelatinous, chitinous
material and when incised or ruptured, curls on itself, exposing
the inner layer. The innermost germinal layer is cellular and
Figure Laparoscopic verification of the residual cavity showing co.nsists of a.nur'r.mber of nuclei embedded in a protoplasmic mass.

a missed daughter's vesicle. Itis a very thin, vital layer of the cyst and produces brood capsules

\_ _/ with scolices, secretes hydatid fluid and form the outer layer. The
cyst fluid is crystal clear and colorless with a specific gravity of

~N 1,005 to 01,010, is slightly alkaline and is highly antigenic and
toxic; contact with fluid can give rise to anaphylactic shock [12].
The larvae may come to rest and develop into hydatid cysts in
any part of the body. Most of the embryos remain trapped in the
liver, although the lungs, kidneys, spleen, central nervous system,
and bone may become secondarily involved [13]. Hydatid cysts
are usually solitary but may be multiple too. In our case, it was
solitary, in the uterus only. The cyst usually grows slowly and
occasionally reaches more in diameter. For our patient, it reached
19.4 cm x 11.6 cm in diameter and it becomes symptomatic with
pelvic pain which have happen to be very common often requiring
the use of antispasmodic by injection almost daily. Sonographic
features of hepatic hydatid disease proposed are as follows [14]:
simple cysts containing no internal architecture except sand,
cysts with detached endocyst secondary to rupture, cysts with
daughter cysts, matrix (echogenic material between the daughter
Figure 7 Enlarged cyst after total removal of hydatid cyst. cysts) or both, and densely calcified masses. In this case this
solitary hydatid cyst is most probably primary not secondary
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because of absence of liver, lung or other locations and it was
classified as stage Il of GHARBI’'s classification [15]. The
preoperative ultrasonography and CT scan examination of the
abdomen were carried out to explore the nature of the cystic
mass and define the relations of this one with the adjacent
organs. This two imaging investigations (CT scan and US) have
been well established techniques in the evaluation of hydatid
disease and in the follow-up [16]. On the CT scan the uterus was
found enlarged with an anterior posterior diameter of 194 mm.
In the uterus, a 174-102 mm-diameter well-defined cystic mass
was found with innumerous small cysts or septae inside it. The
endometrium could not be outlined. Myometrium was thinner.
The cervix was of 25 mm in diameter. The ovaries have been well
individualized and normal. No adnexal cyst was detected. The
resolution of CT scan is very excellent in the evaluation of hydatid
cyst and detecting calcifications in the cyst wall [17]. CT scan is to
be superior to ultrasound examination in especially defining
extent of abdominal cyst [18]. The involvement of female genital
tract in hydatid disease is extremely rare but the most important
factorinits diagnosis is the awareness of the possibility of hydatid
disease especially in endemic area [19]. Imaging investigations
(US and CT scan) appears to be helpful for detection of unusual
location of hydatid disease. Magnetic resonance imaging (MRI)
signal characteristics have also reported [20] undoubtedly; the
experience of the radiologist particularly in an endemic area will
promote a higher index of suspicion leading to the diagnosis [18].
Surgery is still the mainstay of treatment of hydatid cyst. Several
surgical approaches from simple drainage to radical liver
resection have been described for hydatid cysts. Laparoscopic
interventions are usually limited to cystotomy and drainage
[21,22]. For our patient the diagnosis was more or less easy
because there was a single voluminous cystic formation at the
level of the uterus and the hydatid etiology was no doubt. There
were some elements which oriented our diagnosis: the duration
of symptomatology (several months before) the patient came
from endemic area, ultrasound and CT scan findings (one primary
solitary hydatid cyst of the posterior wall of uterus), and finally
the serology of hydatid cyst (ELISA) was highly positive. It has
been shown that in endemic areas the possibility of hydatid
disease should be considered in the differential diagnosis of any
mass or growing tumor in the female pelvis [23]. However
Hydatidiform mole, missed abortion with hydrophicdegeneration,
and fibroid uterus with cystic degeneration are the differential
diagnoses of this case of uterine hydatid cyst. In hydatidiform
mole, numerous small, cystic, fluid containing spaces are
scattered throughout the soft tissue mass filling the uterine
cavity. Doppler evaluation of trophoblastic tissue reveals a low-
impedance, high-flow state. The incidence of theca lutein cysts in
trophoblastic disease is 20 to 50%. Then there is markedly
elevated level of serum B-hCG. On Doppler examination, the
walls and septae of the cyst showed very poor vascularity. There
was no ovarian cyst, and the serum B-hCG of our patient was
negative. Missed abortion with hydrophic degeneration may look
the same, but low serum B-hCG level and low-flow; higher
impedance on Doppler evaluation will exclude it. Leiomyomas
with cystic degeneration will have similar Doppler state, and it
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will be highly attenuating [24]. All hydatid cysts should be
removed surgically if the patient’s general condition permits.
Surgery is accepted as the treatment of choice in Echinococcal
disease, although recent reports describe success with
percutaneous drainage [25,26]. Surgical removal is the usual
treatment in women with pelvic hydatid disease [27]. The World
Health organization has outlined the treatment guidelines for
hydatid cysts. Surgery is the treatment of choice for all patients
with symptomatic disease and who are fit for surgery [28]. The
total surgical removal of all the cysts was applied for our patient
and there was no spillage of cyst content at operation. In case of
incomplete surgical removal or there was spillage of the cyst
content in the abdominal cavity, oral medical treatment
“Albendazole” have proved to be quite effective in this situation
and should be started in the early post-operative period with a
dose of 400 mg twice daily for 28 days followed by an another
course of 28 days separated by 15 days of rest [16,29]. We use in
this case laparoscopy camera to check the residual cavity which
allowed us to detect several daughters’ vesicles embedded in
folds of this cavity that were not even possible before (Figure 6).
This explains the recurrence observed in some cases. The medical
treatment has been established based on Albendazole 400 mg/
day. | want to point out in this work that the Council of ethics in
Algeria adopted for the first time the use of Albendazole in
treatment of the hydatid cyst. Medical treatment is an alternative.
Ultrasound has been used to monitor the course of medical
therapy in patients with abdominal hydatid disease [30]. These
changes were noted in the resolution of the disease were a
gradual reduction in cyst size (43%), membrane detachment
(30%), progressive increase in echogenicity of the cyst cavity
(12%), and wall calcification (6%). No change was identified in
26% of the patients [26].

Several surgical approaches from simple drainage to radical liver
resection have been described for hydatid cysts. Laparoscopic
interventions are usually limited to cystotomy and drainage
[21,22]. The laparoscopic treatment of hydatid cysts with
advances and increasing experience in laparoscopic surgery,
many more attempts have made to offer the advantage of such
a procedure to this patient [31]. Surgery is the gold standard
and primary treatment, with a variety of techniques based on
the principles of eradication and elimination of recurrence while
avoiding spillage [32]. Laparoscopic treatment of hydatid cyst
liver has been increasingly popular parallel to the progress in
laparoscopic surgery [33]. However, controversies about the role
of laparoscopy in the management of hepatic hydatid cyst have
not been resolved, because of limited experience worldwide.
These controversies included selection of patient, surgical
technique and follow up [34]. Laparoscopic pericystectomy
combines the advantages of radical surgical resection with
those of minimally invasive surgery [21,22]. For good cosmetic
appearance effort aiming to reduce incision of laparoscopic
surgery has been thought recently. For this purpose Single
Incision Laparoscopic Surgery (SILS) has gained momentum in
different fields of surgical practice [35,36].
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Conclusion

This is a rare case of primary and solitary hydatid cyst in the
uterus, which was diagnosed preoperatively by ultrasonography
and CT scan. Detection of atypical localization is made easier with
imaging procedures. The location of hydatid cyst in the genital
tract is rare, and its presence in the uterus is extremely rare. A
careful sonographic examination of the pelvic masses should be
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