Findings that shed new light on the possible pathogenesis of a disease or an adverse effect

CASE REPORT

Massive angiomyofibroblastoma of the glans penis
Sherif Monib,” ' Mohamed Ibrahim?

'General Surgery Department,
West Hertfordshire Hospitals
NHS Trust, Watford, UK
*General Surgery Department,
Faculty of Medicine,Fayoum
University, Fayoum, Egypt

Correspondence to
Mr Sherif Monib,
sherifmonib@gmail.com

Accepted 21 May 2019

I '.) Check for updates

© BM]J Publishing Group
Limited 2019. No commercial
re-use. See rights and
permissions. Published by BMJ.

To cite: Monib S,
lbrahim M. BMJ Case
Rep 2019;12:2229486.
doi:10.1136/bcr-2019-
229486

SUMMARY

Male genital tract angiomyofibroblastoma (AMF) is a
rare benign tumour, with a total of 34 cases reported

in literature. We are presenting a case of AMF of the
glans penis in a 68-year-old man who presented with a
progressively increasing in size large lesion located on
the tip of his penis. Following routine investigations, the
lesion was surgically excised with no adjuvant treatment,
the patient was followed-up for 5years with no evidence
of local, nodal or distant recurrence. As AMF of the glans
penis is extremely rare, there is not enough literature

to support management guide lines, but it appears that
AMEF responds very well to complete surgical excision;
occasional cases of recurrence have been previously
reported, so a long-term follow-up is advised.

BACKGROUND

We are presenting a rare case of penile angiomy-
ofibroblastoma (AMF) which was managed with
surgical resection, with no adjuvant treatment,
followed-up for 5years with neither local or nodal
recurrence nor distant metastasis.

AMEF was first described in 1992 by Fletcher ef al
as a benign neoplasm, distinct from aggressive angi-
omyxoma, which histologically consist of promi-
nent blood vessels and stromal cells.’

Genital tract AMF is predominantly common in
females rather than males. Male genital tract AMF
is considered a rare benign tumour, with a total of
34 cases only reported in the literature.”

CASE PRESENTATION

A 68-year-old man presented to our outpatient clinic
with penile lesion of about 2years duration with
a slowly progressive course. His medical history
included paraplegia and incontinence (managed
with a long term urinary catheter) following a road

Figure 1

Preoperative photo showing the penile lesion.

traffic accident 5 years prior to presentation which
lead to spinal injury. He smoked cigarettes for
20years but stopped approximately 10years ago.

General examination was unremarkable and
abdominal examination revealed no palpable masses
or organomegaly. Inguinal examination revealed a
large right sided uncomplicated (reducible) indirect
inguinal hernia, with no palpable inguinal or iliac
lymphadenopathy.

Genital examination revealed a lobulated
swelling at the tip of the glans penis not involving
the urethral meatus measuring 10x8x7 cm with
the surrounding penile skin, proximal to the
glans, showing thick irregular areas of hyper and
hypopigmentation (figure 1).

INVESTIGATIONS
Incisional biopsy was taken form the glans penis
lesion and surrounding skin. The results came back
showing AMF, with surrounding penile skin mild
non-specific chronic inflammatory changes.
Routine blood tests were within normal limits
and preoperative staging CT scan did not show any
nodal or distant metastasis.

DIFFERENTIAL DIAGNOSIS

Differential diagnosis of AMF include aggres-
sive angiomyxoma, myxoid leiomyoma, periph-
eral nerve sheath tumours as well as superficial
angiomyxoma.

TREATMENT

The lesion was resected under general anaesthesia
with adequate safety margin at the base of its pedicle
(figure 2), tumour bed was closed with interrupted
3/0 Vicryl (figure 3). Postoperative histopathology
revealed the same pathology with clear resection
margins.

OUTCOME AND FOLLOW-UP

The patient was seen in the outpatient clinic at 1,
6 and 12 months postoperatively then followed-up
for Syears with no signs of local or nodal recur-
rence or distant metastasis.

DISCUSSION

AMF is defined histologically as a benign,
well-circumscribed myofibroblastic mesenchymal
tumour, which is more common in females than
males, normally present around middle age, follow
a slow progressive, non-invasive course, usually
arise from lower genital tract; vulva in females,
scrotum, perineum or spermatic cord in males.’
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Figure 2 The penile lesion specimen after resection.

Clinically it normally present with a painless, slow growing
mass, usually females of reproductive age.

Eleven cases of males genital tract AMF were reported by
Laskin et al in 1998.% In 2011 Flucke et al reported that only
14 studies of males genital tract AMF have been reported in the
literature,’ Recently in 2017 Msakni et al reported that a total of
34 cases have been reported in the literature.

Male genital tract  AMF normally follow a benign clinical
course with the exception of one invasive case reported by
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Learning points

» In spite of the fact that angiomyofibroblastoma of the glans
penis is a very rare entity, yet it should be included in the
differential diagnosis of any penile lesions.

» Surgical resection with adequate safety margin is the corner
stone of management.

» Long follow-up is required following resection but the
duration and frequency of follow-up is not yet clear.

Garcia Mediero et al® and one locally recurrent case reported by
Laskin et al which suggested sarcomatous degeneration.’

Histologically AMF can be distinguished from aggressive
angiomyxoma by its circumscribed borders, much higher cellu-
larity, more numerous blood vessels, frequent presence of plump
stromal cells, minimal stromal mucin and rarity of erythrocyte
extravasation.'

To ensure patient’s favourable outcome; AMF should be differ-
entiated from other lesions as aggressive angiomyxoma, myxoid
leiomyoma, peripheral nerve sheath tumours as well as superfi-
cial angiomyxoma.”

Treatment of AMF include wide excision with adequate clear
margins, followed by long term follow-up due to the fact that
occasional cases of recurrence have been previously reported®
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