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SUMMARY: Extra-visceral retroperitoneal echinococcosis (EVRE), represents an infrequent condition, even in endemic areas.
Its best treatment option is surgery. The aim of this study was to determine postoperative morbidity (POM) and recurrence in patients
with EVRE, surgically treated. Case series with follow-up of patients with EVRE undergoing surgery consecutively at RedSalud Mayor
Temuco Clinic, between 2008 and 2019. The outcome variables were POM and recurrence. Other variables of interest were cyst diameter,
surgical time, and hospital stay. Descriptive statistics was used. In this study, 12 patients (75.0 % male), with a median age of 46 years,
were treated. The 58.3 % of cases were primary retroperitoneal cysts. The median of cyst diameter, surgical time, and hospital stay were
15 cm, 95 min, and 4 days respectively. The most frequent type of resection was total cystectomy (58.3 %). MPO was 8.3 % (there was
urinary infection in one patient). No reoperations were necessary. There was no operative mortality. With a median follow-up of 90
months, a recurrence of 8.3 % was verified (one case). The results achieved, in terms of POM and recurrence were similar to other series.
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INTRODUCTION

Extra-visceral retroperitoneal echinococcosis
(EVRE) is a rare condition even in endemic areas, with an
estimated prevalence less than 1 % (Kafih et al., 1993;
Subercaseaux et al., 2010; Yang et al., 2011; Guler et al.,
2015; Tali et al., 2015; Jerraya et al., 2018).

Primary EVRE are even less frequent. As an example,
Akbulut published an overview of cases between 2000 and
2010, in which one, only 41 cases collected from different
databases (Akbulut et al., 2010).

One of the most frequently retroperitoneal structures
parasitized in these cases is the psoas muscle (Kafih et al.;
El Malki et al., 2007; Bedioui et al., 2008; Alaoui et al.,
2016).

Differential diagnosis can be made with other tumors
that can be located in the retroperitoneum, such as
linfangioma and sarcomas, but only with the physical
examination it is very difficult. Tomographic images allow
defining the diagnosis, though preferentially in endemic areas
of echinococcosis (Fig. 1) (Sall et al., 2010).

Surgery is the gold-standard therapy for EVRE,
because allow the cyst excision (Subercaseaux et al.; Sall et
al.; Sherwani et al., 2015). Other options have been
described, such as PAIR and medical treatment, but the
evidence that support it is low (Özkardes¸ et al., 2014).

The aim of this study was to determine postoperative
morbidity (POM) and recurrence in patients with EVRE,
surgically treated.

MATERIAL AND METHOD

The report of this study was written based on the
MInCir Declaration for the reporting of descriptive
observational studies (Manterola & Otzen, 2017).

Study design: Case series with follow-up.

Setting: The study was conducted at Clínica RedSalud Ma-
yor Temuco. The recruitment period was between January
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2008 and September 2019 (minimum follow-up was 15
months).

Participants: All patients with EVRE (not located in
pancreas, kidneys, neither bladder), defined by WHO
classification (Wang et al., 2003), consecutively undergoing
surgery by the first author (CM), were included. Not
exclusion criteria were considered.

Sample size: Since this is a descriptive study, no sample size
was estimated. All patients with EVRE undergoing surgery in
the period and institution indicated were considered.

Variables: Outcome variables were POM and recurrence.
The latter measured up to 15 months after surgery; it was
considered dichotomous (present or absent); severity was
estimated applying the Clavien & Dindo proposal (Clavien
et al., 2009). Other variables of interest were age, sex,
location, type of surgery, and operative mortality.

Follow-up protocol: After hospital discharge, all patients
were followed up with strict controls at least at months 1, 2,
3 and 6; and after that once a year. During the controls, a
clinical evaluation, general laboratory tests and computed
tomography of the abdomen and pelvis were realized.

Statistical methods: Data collection was carried out and
analyzed with the Stata 11.0 / SE® program. Descriptive
statistics was used, applying measures of central tendency and
dispersion (medians, minimum and maximum values).

Biases: These were reduced with a masked data collection
and a complete follow-up of the patients that make up this
series for at least 15 months (the last patient recruited).

Ethics: Ethical guidelines for research defined by the
Declaration of Helsinki (World Medical Association, 2013),
were observed. All patients gave their informed consent in
writing.

RESULTS

During the study period, 12 patients were operated for
EVRE. Age and body mass index median were of 46 years
and 27.0 kg/m2; and 75.0 % of which were male. Median
symptom time was 9 months; and 66.7 % of the series had
some type of comorbidity (Tables I and II).

From an ultrasonographic point of view, 66.7 % of
cases had type I cysts. On the other hand, 58.3 % of cases

Variable Nº cases  %

Sex
   Male 9 75.0
   Female 3 25.0
Locations
   Exclusive retroperitoneal localization 7 58.3
   Coexistence with other locations * 5 41.7
   Abdominal and pelvic peritoneum 3 25.0
   Greater omentum 2 16.7
Comorbidity
   None 4 33.4
   Arterial hypertension 5 41.7
   Heart disease 1 8.3
   Malnutrition 1 8.3
   Pregnancy 1 8.3
Previous hydatid surgery  **
   No 7 58.3
   Yes 5 41.7
Ultrasonographical aspect (WHO)
   Type I 8 66.7
   Type II 3 25.0
   Type III 1 8.3
Type of surgery
   Total cystectomy 7 58.3
   Subtotal cystectomy 5 41.7

*: Other organs simultaneously involved. In all of these patients, total cystectomy of the
other cyst was realized. **: Previous liver hydatid surgery.

Table I. Distribution of clinical variables in patients under study. (N = 12) were primary retroperitoneum, in whom a total
cystectomy was performed (Table I).

All of the primary lesions were located
in the psoas muscle (7 cases; 58.3 %), in the
other 5 cases the location of the cyst was
unspecific (Table I and Fig. 1).

Total cystectomy was the most frequent
procedure (Table I, Figs. 2 and 3).

The medians of cyst diameter, surgical
time, and hospital stay were 15 cm, 95 min, and
4 6 days respectively (Table II). No reoperations
were necessary in any patient.

POM was 8.3 % (1 case). It was a patient with
urinary tract infection (Clavien & Dindo type
II). There was no operative mortality.

All specimens were sent to pathological
study (Fig. 4).

With a median follow-up of 90 months,
a recurrence of 8.3 % (one case with peritoneal
recurrence). It was diagnosed two years after
surgery and operated one month later.
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Variable Median Minimum - Maximum
Age (years) 46 25 - 66
Body mass index (kg/m2) 27 24.0 - 38.6
Symptom time (months) 9 6 - 12
Cyst diameter (cm) * 15 8 - 21
Surgical time (min) 95 55 - 125
Hospital stay (days) 4 2 - 7
Follow-up (months) 90 15 - 144

Fig. 4. Pathological study of the surgical piece.
The germinal and pericystic layers can be seen.

Table II. Distribution of clinical variables in patients under study. (N = 12)

* : Retroperitoneal cysts

Fig. 1. Tomographic image of the lesion.

Fig. 2. Intraoperative view of the cyst.

Fig. 3. Surgical specimen.

DISCUSSION

Novelty of the proposal: The novelty
of the proposal is that it is a single-
center and regional casuistry of
patients, with comparable results with
other series (Angulo et al., 1998;
Aydinli et al., 2007). On the other hand,
the psoas muscle is a very uncommon
location for hydatid cyst accounting for
1 % of cases (Bedioui et al.).

Comment on observed results: If a
cystic lesion is diagnosed in the
retroperitoneum in a patient living in
an area of endemic cystic
echinococcosis, a differential diagno-
sis of cystic echinococcosis should be
considered (Kafih et al.; Akbulut et al.).
Surgery is essential in the treatment of
EVRE and is considered curative when
macroscopic disease is removed.
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In cases of hepatic or peritoneal hydatidosis, it is
understood that the retroperitoneal location would be
secondary. However, the pathogenesis of those primary cysts
of the retroperitoneum could be explained by hematogenous
dissemination (transition of the embryos from the hepatic
and pulmonary filter), lymphatic (from the intestine), or
migration through hemorrhoidal vessels of embryos that are
kept in the rectum (Subercaseaux et al.).

Limitations of the study: It should be noted that this is a
small series, in which all patients underwent surgery by the
same surgeon. On the other hand, in the last cases, the follow-
up is still brief.

By way of conclusion, it can be stated that the results
verified in this series, in terms of POM, mortality and
recurrence, are comparable to other studies.

MANTEROLA, C. Echinococosis  retroperitoneal  extra-visceral.
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RESUMEN: La equinococosis retroperitoneal extravisceral
(EREV), representa una condición poco frecuente, incluso en áreas
endémicas. Su mejor opción de tratamiento es la cirugía. El objetivo
de este estudio fue determinar morbilidad postoperatoria (MOP) y
recurrencia de pacientes con EREV tratados quirúrgicamente. Serie
de casos con seguimiento de pacientes con EREV intervenidos de
forma consecutiva en Clínica RedSalud Mayor Temuco, entre 2008
y 2019. Las variables resultado fueron POM y recurrencia. Otras
variables de interés fueron diámetro del quiste, tiempo quirúrgico y
estancia hospitalaria. Se utilizó estadística descriptiva. Se trató a 12
pacientes (75,0 % hombres), con una mediana de edad de 46 años.
El 58,3 % de los casos fueron quistes retroperitoneales primarios.
La mediana del diámetro del quiste, tiempo quirúrgico y estancia
hospitalaria fueron 15 cm, 95 min y 4 días, respectivamente. El tipo
de resección más frecuente fue la quistectomía total (58,3 %). La
MPO fue 8,3 % (infección urinaria en un paciente). No hubo
reintervenciones ni mortalidad operatoria. Con una mediana de se-
guimiento de 90 meses, se verificó una recurrencia de 8,3 % (un
caso). Los resultados obtenidos, en cuanto a MPO y recurrencia,
son similares a otras series.

PALABRAS CLAVE: Echinococcosis; Quiste hidatídico;
Hidatidosis; Retroperitoneo; Cirugía.
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