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Received 15/06/2015 | Angiolymphoid hyperplasia with eosinophilia (ALHE) is a unique entity that usually occurs as less
than 3 cm pink to reddish brown dermal nodules of the head & neck. Here we report an unusual
Accepted 12/07/2015 | occurrence in size, site and appearance of ALHE in the groin of an adult male.

INTRODUCTION

Angiolymphoid hyperplasia with eosinophilia
(ALHE), epitheloid  haemangioma, inflammatory
angiomatous nodule, atypical granuloma, pseudopyogenic
granuloma, and histiocytoid hemangioma are synonyms for
this rare, benign, reactive vasoproliferative disease,
essentially as a malformation of blood vessels due to an
underlying ateriovenous shunt, as a result of damage to and
repair of an artery or vein. It presents as painless, vascular
dermal and subcutaneous nodules of the head and neck,
commonly around the ear and lip [1, 2]. ALHE has also
been reported in the oral mucosa [3], ®™ [4] and the
conjunctiva [5]. ALHE has a distinctly noteworthy
histopathology, marked by a proliferation of blood vessels
with large endothelial cells, accompanied by an
inflammatory infiltrate that includes eosinophils. ALHE
occurs more in females than males [7]. It can persist for
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years, but serious complications (e.g.,, malignant
transformation) do not occur and have never been reported.
We report an unusual case of a large ALHE in a male in
the perianal region.

CASE REPORT

An otherwise healthy 40-year-old Indian male
presented to our department with a 2cm x 5 cm solitary
mass in the perianal region, lying superficial to the skin. It
had slowly enlarged over the last one year. There were few
erosions, but no obvious cutaneous ulceration, crusting or
discolouration which are commonly associated with
ALHE. The mass was non-tender, fixed, with a lobulated
surface possessing a solid consistency when palpated [Fig
1]. No regional lymphadenopathy was observed. Routine
blood and urine investigations were within normal limit.
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Chest screening showed no abnormality.
Complete excision biopsy of the mass was performed
under local anaesthesia. The excised specimen was
examined histopathologically. Histological examination
showed proliferation of small blood vessels lined by plump

endothelial cells and surrounded by a lymphoid infiltrate
with formation of germinal centres. Large numbers of
eosinophils were seen [Figs 2 & 3). A diagnosis of ALHE
was made based on the clinical and histopathological
features.

Figure 1. Clinical photograph showing a 2cm x 5 cm
solitary mass in the perianal region, lying superficial to
the skin.

Figure 2. Histopathology showing proliferation of small
blood vessels lined by plump endothelial cells and
surrounded by a lymphoid infiltrate with formation of
germinal centres.

eosinophils in the background.

DISCUSSION

Angiolymphoid hyperplasia with eosinophilia
(ALHE) Angiolymphoid hyperplasia with eosinophilia
(ALHE) is a benign, locally proliferating lesion composed
of vascular channels lined by endothelial cells with
abundant pink cytoplasm and vesicular nuclei. It is an
unusual cutaneous entity affecting arteries, of the head and
neck. It was first described in 1969 by Wells and Whimster
[1]. The formation of ALHE is quite unsolved and
multiple postulations and prepositions have been put
forward. The main debate is, if ALHE is an atopic
hypersensitivity reaction or due to vascular neoplastic
changes, the former receiving more support .The
possibility that ALHE may follow a primary trauma or
infection has also been reported [6].

Initially it was thought to be related to Kimura’s
disease but newer research shows that clinically the lesions
tend to be more superficial and the vascular component are
more prominent in AHLE, whereas in Kimura’s disease
lesions are deeper and there is higher incidence of
peripheral blood eosinophilia, but the lymphoid features
dominate and there is lack of the distinctive endothelial
cells. Histologically the lesions are characterized by
proliferation of small- to medium-sized blood vessels often
showing a lobular architecture.
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Figure 3. High power microscopic view showing blood vessels lined by cuboidél endothelial cells and numerous
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Many of these vascular channels are lined by
greatly enlarged (epitheloid) endothelial cells, leading to
the terms “histiocytoid” or, more recently “epitheloid”
haemangioma [8]. A perivascular inflammatory cell
infiltrate composed mainly of lymphocytes and eosinophils
is present, and among these the eosinophils predominate.
In subcutaneous lesions, the inflammatory cell infiltrate is
usually more massive, with a central, poorly circumscribed
nodule that replaces the fat.

Blood eosinophilia has been reported in up to 15
% of cases and is not required to make the diagnosis. Some
patients with ALHE have also been found to have renal
disease, urinalysis could be considered. Radiologic
examinations such as MRI or angiography may be required
to determine the extension of the lesions. Positive
diagnosis is based upon histological findings.

Other differential diagnosis based on clinical
and/or histopathologic findings, includes cutaneous
lymphoid hyperplasia, pyogenic granuloma, hemangioma,
soft tissue tumours, angiosarcoma, Kaposi sarcoma,
bacillary angiomatosis, bartonellosis and metastatic
carcinoma. Many therapeutic procedures have been used.
The first line of management includes excision being
primary, topical corticosteroids, intralesional
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corticosteroids. The second line include topical tacrolimus
ointment, systemic corticosteroids, cyclosporine, local
radiation therapy and vinblastine, the latest being the usage
of the Nd-YAG laser ablation [9].

Despite the basket of therapeutic modalities,
frequent recurrences have been noted. Although our patient
exhibited all of the fundamental and differentiating
histopathological features of ALHE, the initial diagnosis of
ALHE was difficult because of the atypical site and
lobulated surface.

CONCLUSION

Angiolymphoid hyperplasia with eosinophilia is a
condition with a challenging diagnosis and treatment. In
spite of the benign nature of this disease, it causes a
diagnostic and therapeutic confusion because of the
aesthetic disfigurement, resistance and recurrence post
treatment. ALHE has rarely been reported in the perianal
region and to exceed 3 cm in diameter, but based on our
case report; it should be a reasonable differential diagnosis
when confronting dermal tumours of the perianal region.
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