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ABSTRACT
The differential diagnosis of cystic adnexal masses, some placed retroperitoneally, includes various pathologies. Preoperative diag-
nosis is important to prevent major neurological deficits during surgery. Herein, we present a case of anterior sacral meningocele 
diagnosed in an infertile woman using magnetic resonance imaging (MRI) and eliminated with surgery. An MRI performed to 
determine the origin of retroperitoneal fixated masses helps direct the patient to the right consultant department and may avoid 
an inappropriate surgical approach, which may lead to a failure. A retroperitoneal mass, such as anterior sacral meningocele, may 
contribute to the pathogenesis of infertility by distorting the utero-tuboovarian anatomy.
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Case Report

INTRODUCTION
An adnexal mass with a completely cystic appearance is a fre-
quently encountered clinical entity and most often arises from 
the ovaries. The differential diagnosis includes various patholo-
gies, some of which are very rare and are placed retroperitoneal-
ly. The differential diagnosis of retroperitoneal cystic masses in-
cludes arachnoid cyst, anterior sacral meningomyelocele (ASM), 
schwannoma, teratoma, hamartoma, neuroenteric cyst, adrenal 
cyst, or primary mucinous cystic tumor of the retroperitoneum 
(1). Retroperitoneal masses should be considered particularly 
when dealing with uncertain or unusual pelvic symptoms and 
physical findings (2). In this report, we present a very rare case 
of ASM mimicking a cystic adnexal mass in a primary infertile 
woman.

CASE PRESENTATION
A 26-year-old null gravid woman, who was married for 6 years, had 
been admitted to a state hospital complaining about infertility. She 
also had complaints of dyspareunia, lower back pain with numb-
ness, and pain in both legs over a period of 20 years. Her pain was 
increased when she bent over or walked a short distance. The pain 
was relieved after resting. She previously had undergone an elective 
laparotomy in a state hospital due to a cystic adnexal mass located 
posterior to the uterus, but intraoperative observation revealed that 
the cyst was retroperitoneal in origin. Two months later, the patient 
was referred to our clinic without any further intervention. 

The physical examination of the patient revealed an immobile 
mass of 10×10 cm in diameter with a soft consistency, which was 
localized posteriorly to the uterus. The uterus was displaced more 
superiorly in the pelvis due to this mass, which led to difficult pal-
pation and observation of the cervix during the speculum exam-
ination. An ultrasonography examination revealed a completely 
cystic mass of 11×10 cm in diameter localized posteriorly to the 
uterus and displacing it upwards. We also visualized an incomplete 
uterine septum and planned to perform hysterosalpingography 
(HSG) after an appropriate management of the mass. Magnetic res-
onance imaging (MRI) was then performed because of the possible 
retroperitoneal origin of the mass. MRI revealed an anterior sacral 
meningocele (Figure 1a). The patient was then referred to the de-
partment of neurosurgery with a preliminary diagnosis of ASM. 

The neurosurgeons have preferred a posterior surgical approach. 
A mid-sagittal skin incision was made between L5-S4 levels. The 
closure of this area was impossible without dural substitute. 
First, the arachnoid membrane around the nerves was secured. 
Then, the communication between the ASM and the dura mater 
space was disconnected by tethering the neck of the meningo-
cele. Postoperative control with MRI revealed that the uterus and 
bladder were returned to their normal position (Figure 1b). Two 
months after surgery, the planned HSG that revealed incomplete 
uterine septum was performed (Figure 1c). The patient had un-
dergone hysteroscopic resection. 
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DISCUSSION
Retroperitoneal masses should almost always be considered in 
differential diagnosis of pelvic masses. One of the very rare types 
of these masses is ASM. ASM is a unilocular or multilocular en-
largement of the meninges from the sacral spinal canal to the 
retroperitoneal presacral space through sacral bony defects and 
is characterized by a communication with the subarachnoid 
space (3, 4). Congenital and acquired are the major types of 
ASM in literature (5). Congenital ASM is usually accompanied by 
urological and gynecological pathologies; however, it can rarely 
occur alone (6). In our case, we detected an incomplete uterine 
septum, and this is as far as we know, the first report of ASM with 
uterine septum in an infertile woman. 

Currarino syndrome is a well-known autosomal-dominant dis-
ease, which includes sacral bony defect, anorectal malformation, 
and presacral mass. This syndrome is most often presented with 
congenital ASM (7). Acquired ASM develops due to proceeding 
enlargement of the dura mater and arachnoid membrane that 
can or cannot result from connective tissue disorders (8).

In two-thirds of all cases, localized symptoms emerge (7). These 
symptoms occur as a result of pressure on the sacral nerve roots, 
rectum, bladder, or genitalia. Lower back and pelvic pain, con-
stipation, difficulties in defecation, dysmenorrhea, dyspareunia, 
and urinary incontinence are the most common symptoms. In 
the differential diagnosis of retroperitoneal masses, ASMs should 
always be considered (6, 9). A fixed pelvic mass located posteri-
orly to the uterus, which is not mobile during a bimanual pel-
vic examination, should also give the clinician a suspicion of a 
retroperitoneal pathology and a need for more definitive imag-
ing techniques, such as MRI, other than pelvic ultrasonography. 
Because of the poor visualization resolution, such as revealing 

connection between the sacral spinal canal and the pathology, 
ultrasonography should not be considered primarily (8). MRI is 
the gold standard for the diagnosis of ASM, which allows for the 
most accurate preoperative imaging to determine the surgical 
course (3, 10). ASMs can be misdiagnosed as an adnexal mass in 
gynecological practice; however, it is usually located posteriorly 
and both ovaries may be visualized separately (11). Due to the 
retroperitoneal location of the ASM, diagnosis may also be made 
during the surgery (6, 12). Preoperative diagnosis is important 
to prevent major neurological deficits during surgery. A retro-
peritoneal mass, which is found unexpectedly at an operation 
due to the other pelvic diseases, should not be resected (2). Also, 
any diagnostic intervention, such as transrectal or transvaginal 
aspiration or biopsy, should be avoided to prevent meningitis, 
which can result from rectal injuries during the course of anterior 
sacral meningocele. If it occurs, it may lead to severe morbidity 
and mortality (13).

Anterior sacral meningomyelocele can be symptomatic or 
asymptomatic. When it is symptomatic, surgical approach is 
necessary for relieving the patient’s complaints. Traditionally, 
neurosurgeons intend to extirpate the relation between the sub-
arachnoid space and the meningocele (14). Anterior, posterior, 
and endoscopic approaches are the surgical choices. Easy liga-
tion of the neck of lesion can be achieved and any associated spi-
nal cord problem can be determined by the posterior approach 
(10).

CONCLUSION
As in our case, a large retroperitoneal mass may contribute to 
the pathogenesis of infertility by distorting the utero-tuboovar-
ian relation. Gynecologists have to take into account that gyne-
cologic anomalies may accompany ASMs and consider further 
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Figure 1. a-c. (a) Preoperative sagittal T2-weighted magnetic resonance image demonstrating an anterior sacral meningocele (**). 
Note the uterus (*) compressed between the meningocele and the bladder (+). A large passage between the subarachnoid space 
and the meningocele (black arrowheads). (b) Postoperative sagittal magnetic resonance image showing normally positioned uterus 
(*) and bladder (+). The absence of meningocele (**) indirectly suggests the complete obliteration of the anterior meningocele defect 
with fascia substitute (white arrowhead) (c) Hysterosalphingography image demonstrating incomplete uterine septum (*).
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evaluation in these patients. An MRI performed to determine 
the origin of retroperitoneally fixated masses helps direct the 
patient to the right consultant department and may avoid an in-
appropriate surgical approach, which can lead to a failure. Also, a 
multidisciplinary surgical approach with a neurosurgeon to such 
patients will help to prevent possible complications.
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