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Angiolymphoid hyperplasia with eosinophilia
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ABSTRACT

A 45-year-old male presented with multiple discrete and confluent erythematous plaques, distributed on the malar area and
bridge of nose of 1-year duration those were blanching on diascopy. There was no history of photosensitivity. There were no skin
lesions elsewhere. Blood examination was normal and antinuclear antibody profile was negative. Skin biopsy showed the upper
dermis, mid dermis, and subcutaneous tissue packed with vascular spaces lined by epithelioid endothelial cells with eosinophilic
infiltrate, diagnostic of angiolymphoid hyperplasia with eosinophilia. The patient was treated with Nd-Yag laser resection.
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INTRODUCTION

Angiolymphoid hyperplasia with eosinophilia (ALHE) is a benign vascular proliferative disorder of unknown
etiology. Epithelioid hemangioma and pseudopyogenic granuloma are the other names for this entity. Some
workers consider it to be a reactive process due to an unknown stimulus. Trauma and otitis externa may be
precipitating factors."! The present concept is that there is no relation between ALHE and HHV-8, unlike
Kaposi’s sarcoma. It presents with erythematous papules and plaques on the head and neck region with lesions
becoming confluent in the periauricular region. Usually, there are no systemic associations. Even though the
disease name incorporates eosinophilia, peripheral eosinophilia is seen only in 10% of the cases.”” However,
tissue eosinophilia is seen. Its presentation on the face may mimic discoid lupus erythematosus (DLE) or
Jessner lymphocytic infiltrate. We are reporting here a rare case of ALHE without ear lesions.

CASE REPORT

A 45-year-old male presented with multiple discrete and confluent reddish lesions distributed on the malar
area and bridge of the nose of 1-year duration. The lesions first started on the bridge of the nose and later
involved the malar region. There was no exacerbation of these lesions with sunlight or spicy foods. The
lesions were slightly pruritic. There was no history of any drug intake before the onset of the skin lesions.
On examination, the patient had multiple discrete and confluent erythematous plaques distributed on the
bridge of the nose and malar region which blanched on diascopy [Figure 1]. The ears were not involved.
There were no oral lesions or skin lesions elsewhere. Dermatoscopy examination showed prominent blood
vessel architecture. Systemic examination was unremarkable.

Blood hemogram, liver function tests, and renal function tests were within normal limits. Serological
tests for syphilis, hepatitis B and C, and HIV were negative. Antinuclear antibody (ANA) profile was
negative. Chest X-ray and ultrasound abdomen were within normal limits. Skin biopsy showed the
upper and mid dermis, packed with vascular spaces and some extension into the subcutaneous tissue
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Figure 1: Erythematous plaques on nose and malar area of angiolymphoid
hyperplasia.

Figure 2: Skin biopsy showing the upper dermis, mid-dermis, and
subcutaneous tissue filled with vascular spaces and eosinophilic infiltrate,
H and E x100; inset: Showing high power of skin biopsy with epithelioid
endothelial cells (down arrow) and eosinophils (straight arrow),
H and E x400.

[Figure 2]. There was infiltration by eosinophils. High-power view
showed vascular spaces lined by epithelioid endothelial cells with
eosinophilic infiltrate, diagnostic of angiolymphoid hyperplasia
with eosinophilia [Figure 2, inset]. The patient was treated with
Nd-Yaglaser resection.

DISCUSSION

Our patient presented with erythematous plaques on the nose
and malar region. Dermatoscopy showed a predominant vascular
architecture. ANA profile was negative. Histopathology showed
proliferating vascular spaces lined by epithelioid endothelial cells
with eosinophilic infiltrate. Therefore, we made a final diagnosis of
ALHE. Eventhoughthepatientdid nothaveperipheraleosinophilia,
there was tissue eosinophilia which is the usual feature of ALHE.

Table 1: Salient clinical and histological differences between ALHE
and Kimura’s disease.

ALHE Kimura’s disease

Head, neck, and other areas

Lymph node involvement common
Parotid gland involvement
Predominantly subcutaneous tissue
Lymphoid component more

IgE levels are increased
Eosinophilic abscesses are seen
Fibrosis around blood vessels seen

Head and neck region

Lymph node involvement rare
No parotid gland involvement
Dermis and subcutaneous tissue
Angiomatous component more
IgE levels normal

Not seen

Not seen

ALHE: Angiolymphoid hyperplasia with eosinophilia, IgE: Immunoglobulin E

An interesting feature of our patient is the lack of lesions on the
ear lobes which is considered to be the classical site. Hence, we
had to investigate for other causes which were negative. However,
there have been reports of ALHE presenting without ear lesions.?
There has been some confusion regarding ALHE and Kimura’s
disease. The present concept is that both are different entities. The
salient clinical and histological differences between ALHE and
Kimura’s disease are given in Table 1. The histopathology of ALHE
is very specific. The dermis and sometimes the subcutaneous
tissues are filled with vascular spaces lined with plump endothelial
cells resembling epithelioid cells which protrude into the lumen
of the blood vessels giving a “cobble stone” appearance, and
hence, it is also known as epithelioid hemangioma.”’ In between
the vascular spaces, there will be infiltrate by eosinophils. Since
the presentation is on the face and neck region, the important
differentials are DLE, sarcoidosis, Jessner lymphocytic infiltrate,
and granuloma faciale. Histopathology can clinch the diagnosis.
The skin lesions may also be confused with bacillary angiomatosis
and pyogenic granuloma. Pyogenic granuloma has a characteristic
clinical presentation with angiomatous papules and plaques with a
peripheral collarette of epidermis which bleeds on touch and has
a characteristic histopathology. Bacillary angiomatosis presents
with painful angiomatous lesions on the upper extremities and
trunk with the involvement of organs including the liver and
bone marrow. Histopathology with special stains can confirm
the diagnosis. The oral mucosa, tongue, lymph nodes, bones, and
testes are the other rare sites reported in literature to be involved
in ALHE. There are no definite treatment modalities for ALHE.
Nd-Yag laser, cryotherapy, radiofrequency ablation, isotretinoin,
Interferon-a 2a, oral propranolol, topical tacrolimus, intralesional
steroids, timolol, and imiquimod are reported to be effective.
Recently, anti-interleukin 15 antibody, mepolizumab was found to
be effective.”! Our case was successfully treated with Nd-Yag laser.
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