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accompanied by at least two of the minor criteria (not necessarily
simultaneously), including recurrent genital ulcers, ocular lesions,
skin lesions, and a positive pathergy test(12), none of which were
observed in our patient. Other causes of pulmonary artery aneu-
rysms are trauma, infection, pulmonary hypertension, and Marfan
syndrome(8–11).

There is no standard treatment for Hughes-Stovin syndrome,
the most widely used treatment option being immunosuppres-
sion therapy involving a combination of glucocorticoids and cy-
clophosphamide, which has the potential to stabilize aneurysms
or even promote regression in some cases(11). The use of antico-
agulants is controversial because of the risk of fatal hemoptysis,
being allowed only in selected cases and provided jointly adminis-
tered with immunosuppression therapy(7–11). Other possible treat-
ments include surgical resection and arterial embolization, which
are used in most cases in which there is massive hemoptysis(11).
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Figure 1. Contrast-enhanced computed tomography of the chest, with axial slices (A,B) and coronal slices (C), showing aneurysms in branches of the pulmonary

arteries (arrows).
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Differential diagnosis of anterior sacral meningocele during

the evaluation of post-hysterectomy pelvic collections

Dear Editor,

Here, we present the case of a 34-year-old woman who suf-
fered postoperative pain and fever after subtotal abdominal hys-
terectomy. Conventional radiography of the pelvis showed unilat-
eral sacral curvature (Figure 1A). Computerized tomography (CT)
performed on the second postoperative day revealed a dense locu-
lated collection, interspersed with small air bubbles, in the pelvic
cavity and a cyst-like formation with hypodense liquid content in
the presacral space, communicating with the spinal canal, dislo-
cating the rectum to the right (Figure 1B). A diagnosis of anterior
sacral meningocele (ASM) was made, and the surgical team was
informed of its coexistence with the postoperative pelvic collections.
A new procedure was carried out to drain the collections, care being
taken to avoid the sacculation caused by the ASM, which was vis-
ible and palpable. Magnetic resonance imaging (MRI) was car-
ried out in order to monitor the postoperative drainage and to char-
acterize the malformation in greater detail (Figure 1C).

Various conditions related to anomalies in central nervous
system development have been reported in Brazil(1–3). ASM is a
rare form of spinal dysraphism, in which the meningeal sac herni-
ates into the presacral space(4,5). It accounts for approximately 5%
of all retrorectal masses and is more prevalent in women(6).

ASM can occur in isolation or in association with other con-
genital abnormalities, such as urogenital malformations, anorectal
malformations, lipoma, teratoma, epidermoid tumor, and dermoid
cyst(7,8). Due to its occult nature, it is generally diagnosed in the
second or third decades of life. It can be asymptomatic or present
with nonspecific symptoms, such as constipation, urological symp-
toms, and, in rare cases, neurological symptoms(9). The diagnos-
tic investigation can include conventional radiography, ultrasound,
CT, and MRI.

With conventional radiography, it is sometimes possible to
observe a “scimitar sacrum”, characterized by an unilateral sac-
ral curvature, which is considered pathognomonic for ASM(10).
Abdominal ultrasound can show a retrovesical cystic lesion, un-
specific to the method(11). CT is an important tool, because it
provides detailed information on associated bone alterations and
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can reveal herniation of the meningeal sac. MRI is the test of
choice for evaluating ASM, because it creates high contrast
between soft tissues, which makes it able to detect any commu-
nication between the ASM and the subarachnoid space, and
provides detailed information about other related abnormalities
that might be present(4). However, when a communication with
the subarachnoid space is narrow, MRI can fail to show it. In
such cases, myelography with intrathecal injection of contrast
can be necessary(12).

The differential diagnosis of ASM includes cystic lesions lo-
cated in the presacral region(7,13): tumors of the gastrointestinal
or genitourinary tract; epidermoid or dermoid cysts; aneurysmal
bone cyst; hamartoma; hydatid cyst; lipoma; lymphangioma;
perineural cyst; rectal duplication cyst; gynecologic tumors; ter-
atoma; or teratocarcinoma. The most important means of estab-
lishing the definitive diagnosis is detecting communication be-
tween the cystic lesion and the subarachnoid space(11).

In the case in question, making the diagnosis of ASM was
particularly important because the patient underwent laparotomy
to drain the hemorrhagic collections in the pelvis. During that
procedure, an unwarranted, inadvertent intervention in the men-
ingocele could have had disastrous consequences.
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Figure 1. A: Conventional radiography showing unilateral sacral curvature (scimitar sacrum). Detail: Three-dimensional CT reconstruction for better characterization

of the findings. B: CT with reformatting in the sagittal plane, showing a cyst-like formation with hypodense liquid content on the presacral space, apparently commu-

nicating with the spinal canal, dislocating the rectum to the right. C: MRI with sagittal slices in a T2-weighted sequence, showing morphological and structural alteration

with sacral dysraphism, in which the dural sac is insinuated toward the presacral space, with homogeneous cerebrospinal fluid contents. It is also possible to observe

the tethered spinal cord and conus medullaris at the L3 level.
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