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Penile and scrotal lymphedema associated with hidradenitis
suppurativa: Case report and review of surgical options

Linfedema penoescrotal secundario a hidrosadenitis supurativa: a propdsito de un caso,
revision de las opciones quirurgicas
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Abstract

Lymphedema is the result of an alteration of the lymphatic drainage, and its most common worldwide cause is filariasis. In our
practice usually is associated to neoplasic, inflammatory and granulomatous processes, radiotherapy, hydroelectrolytic disba-
lances, and idiopathic. It can affect any part of the body, including the penis and scrotum. The genital lymphedema is a rare
presentation, it corresponds to 0.6% of lymphedema. However, causes serious functional, social and emotional limitations for
the patient. Too often have pain, recurrent infections, sexual dysfunction, cosmetic deformity, sometimes it limits mobility and
ambulation. Although there are several treatment options, both medical and surgical, it has not been found ideal for this di-
sease. We present a 43 years old patient with penoscrotal lymphedema due to hidradenitis suppurativa, it limits his normal
activity. The patient was referred to our center after unsuccessful medical treatment (doxycycline and clindamycin cycles).
Surgical treatment consisted of total excision of the skin and subcutaneous tissue to Buck’s fascia. Split thickness skin grafts
were used to cover the defect. The result was satisfactory both functionally and aesthetically.
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Resumen

El linfedema es producto de una alteracion en el drenaje linfatico, y su causa mas frecuente en todo el mundo es la filariasis.
En nuestro medio suele encontrarse asociada a procesos neopldsicos, inflamatorios, granulomatosos, secuelas por radiote-
rapia, desequilibrios hidroelectroliticos y procesos idiopaticos. Puede afectar a cualquier parte del cuerpo, incluyendo el pene
y el escroto. El linfedema genital es una presentacion infrecuente, que corresponde al 0.6% de los linfedemas. No obstante,
causa graves limitaciones funcionales, sociales y emocionales para el paciente. Con mucha frecuencia se presentan dolor,
infecciones recurrentes, disfuncion sexual y deformidad estética, llegando incluso a limitar la movilidad y la deambulacion.
Aunque existen varias opciones de tratamiento, tanto médico como quirdrgico, no se ha encontrado el ideal para esta enfer-
medad. Presentamos el caso de un paciente de 43 afios afecto de hidrosadenitis axilar e inguinal que padece linfedema
penoescrotal grave que limita seriamente su actividad habitual. El paciente fue remitido a nuestro centro tras el fracaso del
tratamiento con antibidticos (ciclos de doxiciclina y clindamicina). El tratamiento quirdrgico consistio en la reseccion de piel y
tejido celular subcutaneo hasta fascia de Buck y cobertura con injertos de piel. El resultado final fue adecuado desde un
punto de vista tanto funcional como estético.
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Hidradenitis suppurativa is a recurrent inflammatory
disease of the apocrine glands that affects the axillae,
the submammary groove, the groin area, the peri-
neum and the intergluteal cleft. Its etiology is unk-
nown, but immunohistochemistry studies suggest an
immune cause mediated by interleukins and by tumor
necrosis factor alpha'.

Hidradenitis affects 1% of the population, with an
incidence of 6/100,000 person-years'?, with females
being more affected, although the most serious forms
occur in males®, among which the development of
penoscrotal lymphedema has been described*.

Penoscrotal lymphedema accounts for 0.6% of lym-
phedemas® and its most frequent cause is obstruction
of the lymph channels by the filarial parasite®; howe-
ver, in our setting, this presentation is much less com-
mon, and it is mainly secondary to neoplastic,
post-surgical, post-radiotherapy and granulomatous
processes. Other less common causes include infil-
tration of exogenous substances, such as paraffin or
silicone, and hidradenitis suppurativa®’.

Regardless of the cause, histological findings are cha-
racteristic. There are dilations observed of the lymphatic
capillaries surrounded by endothelium, called vesicles,
which compress the epidermis. These lymphatic dilata-
tions converge in the subcutaneous layers and form
cisterns that are surrounded by muscle tissue, whose
contraction favors the dilation of superficial vesicles®.

The treatment of penoscrotal lymphedema should be
according to its etiology; when etiological treatment is not
possible, it shall be surgical. Compressive and pressure
therapy measures are impractical and uncomfortable.

The different surgical techniques are based on the
resection of skin and subcutaneous cellular tissue
plus coverage with skin flaps or grafts®. In cases of
small lymphedemas, the Feins technique' with genital
skin preservation and only lymphedematous tissue
extirpation can be used.

When lymphedema is more important, which occurs
in most cases, coverage should take into account
whether it involves the penis or the scrotum. For pe-
nile coverage, total skin grafts or a partial thick skin
graft are preferred®. Flaps are unsatisfactory in the
penis, both functionally and esthetically.

Several options have been described for scrotal
coverage®:

— Posterolateral scrotal advance flap (mildly com-

promised area in the lymphedema).

Figure 1. 43-year-old male with penoscrotal lymphedema of 9 months’
evolution.

Figure 2. In the same patient, notice the acquired deformity, with great
functional and esthetic compromise.

Figure 3. Contrast-enhanced MRI (axial section), where significant
penial thickening is observed, which in some areas can reach 3 cm
in diameter.

— Medial thigh flap.

— Free partial skin graft.

The decision on the technique for testicular covera-
ge shall be made taking into account thermoregulation
alteration in case of non-scrotal flaps and instability
in case of grafts™®.
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Figure 4. Contrast-enhanced MRI (coronal section). Notice the impor-
tant "penile curvature of the patient.

Figure 5. At 3 months post-surgery.

Figure 6. Stable skin coverage; no signs of edema relapse or penile
curvature are observed.

Clinical case

We present the case of a 43-year-old man with a his-
tory of axillary hidradenitis that was operated a few years
prior, and active inguinal hidradenitis, who was referred
to our practice due to enlargement of the penis and scro-
tum starting a few months ago, associated with severe

pain, functional and sexual impairment, and difficulty wal-
king. He denied exogenous substances infiltration and
travels abroad in recent months. Sexually transmitted
diseases were ruled out. At his center of origin, he was
treated with a cycle of doxycycline for 4 weeks and clin-
damycin for 2 weeks, without improvement of the condi-
tion, which is why he was referred to our center.

Examination revealed important lymphedema of the
penis and scrotum, as well as old and active inguinal
hidradenitis lesions (Figs. 1 and 2).

As complementary studies, a soft tissue MRI of was
performed, which reported severe inflammatory-infec-
tious involvement in the scrotum and penis, with mi-
croabscesses and cutaneous fistulas, and soft tissue
thickening, which was as large as 5 cm in the scrotum
and 2.9 cm in the penis (Figs. 3 and 4). Abdominopelvic
ultrasound ruled out obstructive processes. Joint inter-
vention with the urology department was decided.

Extensive debridement was carried out up to Buck’s fas-
cia in the penis and external spermatic fascia in the scro-
tum, with testicular fixation and delayed coverage. A sam-
ple was sent to pathological anatomy and microbiology.

Anatomical pathology results indicated skin with
lymphangiectasias, skin fibrosis and formation of si-
nuses delimited by inflammatory tissue at different
evolutionary stages, with abscess formation and re-
epithelialization, which were findings consistent with
hidradenitis suppurativa. Culture of the purulent ma-
terial revealed the presence of Prevotella bivia.

After wound granulation and evident clinical improve-
ment of the patient, proceeding to penile coverage was
decided by means of a total skin graft taken from the
abdominal region, which was circumferentially placed to
avoid the appearance of retractable bridles, while the
scrotum was covered with a partial skin graft taken from
the left thigh. On post-op assessments, the scrotum graft
had taken perfectly, but not that of the penis. Definitive
coverage of the penis was attained with a thick partial
laminar skin graft taken from the right thigh and equally
placed in the spiral form. The graft was completely taken,
and the patient was discharged at 7 days. Three months
later, the patient showed stability of the penile skin cove-
rage, did not have any pain and had erections; there were
no signs of edema recurrence or penile curvature (Figs. 5
and 6). At 6-month follow-up, the patient referred having
started satisfactory sexual activity.

Discussion

The lymphatic drainage of the penis and the scro-
tum takes place through the superficial inguinal lymph
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nodes, and thus the diseases that affect the skin and
annexes of the groin may present with penoscrotal
lymphedema, as it is the case of hidradenitis.

The main cause of lymphedema in the world is fila-
riasis®. In developed countries, it is mainly due to pelvic
surgery or prior radiotherapy, and less frequently to
chronic inflammatory processes, such as hidradenitis®”.
There are also primary forms that usually occur at pu-
berty, whose etiology is poorly known and that usually
have hypoplasia of the lymph channels associated".

The diagnosis of penoscrotal lymphedema is clini-
cal; imaging tests help rule out obstructive pelvic and
abdominal processes, and in preoperative planning'.

In some cases, treatment can be etiological and medi-
cal, although in most of them, due to chronic involvement
and irreversible damage to the skin and subcutaneous
tissue, surgery is the choice®. Since hidradenitis has no
etiological treatment, it is also a candidate for surgery.

Our patient had a history of nearly one year of evo-
lution. At his center of origin, he was treated with
several cycles of antibiotic therapy, without results
being obtained. Over time, pain and deformity increa-
se, which can even impact on gait.

The objectives of surgical treatment are to achieve
acceptable esthetics and preserve functionality and
fertility, as well as to prevent relapses®.

Treatment includes complete resection of skin and
subcutaneous tissue of the penis and scrotum. Penile
coverage with total or partial thick grafts is almost
universally accepted,® with circumferential placement
being the best in this case in order to avoid retractable
bridles. Scrotal coverage has several options'?; the
use of non-scrotal local flaps is known to likely cause
infertility by altering testicular thermoregulation, and
lamellar grafts can be more unstable and suscepti-
ble™®. Although scrotal flaps are the ideal option, they
require indemnity of the scrotum posterolateral skin,
which rarely occurs in genital hidradenitis®!%'2,

In our patient, the first total skin grafts in the penis
were not successful; we believe because of the thic-
kness of the donor area, while the thick partial grafts
were very well taken. Thus, a highly satisfactory result
was obtained, with great functional, esthetic and so-
cial improvement at 3- and 6-month assessments.

Conclusions
Penoscrotal lymphedema secondary to hidradenitis

suppurativa is a rare problem that causes great func-
tional, esthetic and social limitations in patients.

We believe it is important to report our experience
in the management of this pathology and our results,
for the sake of facilitating therapeutic decisions in
hospital personnel familiarized with this condition.

We conclude that, in case of chronic penile lymphe-
dema with significant functional impairment, surgical
treatment based on radical resection of skin and sub-
cutaneous tissue, with subsequent coverage with skin
grafts, remains one of the best therapeutic options.
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