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Pudendal neuropathy due to apocrine cystadenoma:
A literature review

Neuropatia pudenda por cistoadenoma apocrino: Revision de la literatura

The pudendal nerve is formed in the sacral plexus by the fusion of
the S2, S3 and S4 branches. It enters the gluteal region accompanied
by the internal pudendal artery and vein, passing beneath the
piriformis muscle. It exits the pelvis through the greater sciatic
foramen and, after surrounding the sciatic spine, re-enters the pelvis,
covered by the sacrotuberous ligament, through the lesser sciatic
foramen. From there, it enters the pudendal or Alcock canal in the
perineal region. Along this pathway, it divides into its 3 terminal
branches: the inferior rectal, perineal and dorsal nerves.’

Pudendal nerve entrapment syndrome (PNES) is defined as
symptoms caused by entrapment/compression of the nerve along
its pathway. The causes are diverse: vaginal delivery, pelvic radiation
therapy, occupations or sports that involve prolonged sitting,
congenital anatomical defects, and pelvic/perineal trauma. However,
few cases of organic lesions have been reported in the literature. This
syndrome can present as pudendal nerve (PN) neuropathy, causing
perineal and/or pelvic pain that worsens when sitting and is relieved
when standing. It can be associated with urinary, anal, and even
sexual dysfunction (30%).>

In 2008, Labat et al. proposed the Nantes criteria to facilitate the
diagnosis of pudendal nerve (PN) neuropathy. These criteria include:
pain located in the anatomical region of the pudendal nerve,
worsening pain when sitting, absence of nighttime awakenings due
to pain, neurological examination showing no sensory disturbances,
and pain relief after anesthetic nerve blockade.> However, there are

no pathognomonic signs or specific diagnostic tests for this condition,
and patients may present atypical or conflicting symptoms.*

A 58-year-old man presented with anal pain radiating to the
anterior perineum, which had increased over the previous 4 months
during defecation and while sitting. He reported continuous pain,
with no urinary or sexual dysfunction. Examination was difficult
due to sphincter allodynia. The initial suspicion was an anal fissure,
and medical treatment was initiated. After no improvement, the
study was completed with a pelvic MRI study (Fig. 1A), which
revealed a well-defined, lobulated lesion measuring 28 X 22 mm in
the right perineal compartment located between the penile bulb and
the right inferior pubic ramus, along the pathway of the pudendal
nerve and perineal branches. A transperineal approach was chosen,
and the lesion was observed to be adherent to the right ischiopubic
ramus, identifying the pudendal bundle anteriorly (Fig. 1B). The
patient was discharged on the fourth day after presenting no
complications (Clavien-Dindo 0). Follow-up examinations were
normal, with resolution of the condition one month after surgery.
The pathological analysis identified the lesion as an apocrine
cystadenoma (AC).

We conducted a review of the literature and found only
5 previously published cases of patients with organic lesions as the
cause of PN. The patient data have been summarized in Table 1. The
tumors causing PN were: ganglion cyst around the sacrospinous
ligament, ganglion cyst, neurofibroma, sarcoma and carcinoma.*”
Most cases (80%) occurred in women.® The onset entailed chronic,
radiating, neuropathic symptoms in the region of the pudendal nerve.
Diagnosis was made by endoanal ultrasound with biopsy, or, as in our
case and as reported by Lee and Ploteau et al., with magnetic
resonance imaging.*’

Figure 1. (A) Axial magnetic resonance image of the right perineal compartment; (B) Excision using the transperineal approach of the lesion adhered to the right

ischiopubic ramus.
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