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WHAT IS YOUR DIAGNOSIS?

CASE REPORT
A 22-year old male patient presented with skin

lesions on his face that had been becoming progressi-
vely worse over the previous four years.  The patient
had no relevant personal history of atopy, infection or
trauma associated with the appearance of the skin
lesions.  At objective examination, multiple erythema-
tous, purplish, shiny, hard papules and nodules were
found, some with superficial erosion and crusting.
They were situated unilaterally on the right side of his
face in the preauricular area, tragus and external audi-
tory canal (Figures 1 and 2).  The remainder of the
objective examination was normal, with no adenopat-
hies or locoregional masses being found.  The lesions
were asymptomatic, albeit sporadically friable. 

The skin biopsy showed a dense infiltrate in the
dermis associated with capillary proliferation with
hyperplasia of the endothelial cells, which were swol-
len and protruding towards the vascular lumen
(Figure 3).

Laboratory evaluation, which included full
blood count with differential white blood cell count,
serum biochemical tests, measurement of immuno-
globulin levels and urinalysis, was normal.

Various forms of treatment were implemented,
albeit unsuccessfully: tacrolimus ointment, topical
and oral corticotherapy and oral isotretinoin; however
the best results were obtained with electrocoagulation
and CO2 laser.

FIGURE 1: Skin lesions in the
preauricular region

FIGURE 2: Details of the lesions in
the external auditory canal

FIGURE 3: Histopathological examination showing capillary 
proliferation with hyperplasia of the endothelial cells 

accompanied by inflammatory infiltrate consisting of eosinophils
and mononuclear lymphocytes
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DISCUSSION
The clinical and histopathological data are con-

sistent with a diagnosis of angiolymphoid hyperplasia
with eosinophilia (ALHE).  ALHE was first described by
Wells and Whimster in 1969 as a late stage of Kimura’s
disease (KD). 1 Currently, these conditions are recog-
nized as distinct clinicopathological entities and ALHE
is considered a benign form of vascular hyperplasia. 2

It is an unusual disease, albeit not rare, affecting indi-
viduals of 20 to 50 years of age (mean 30-33 years),
principally women.  It typically presents as angioma-
tous-appearing papules and nodules that are almost
always superficial and range in size from 0.5 to 2 cm.
In 50% of cases, the lesions are multiple, clustered
together at the same anatomical site.  As a rule, they
are asymptomatic but may occasionally cause pain and
pruritus, become pulsatile or suffer sporadic sponta-
neous hemorrhages.  They are located predominantly
on the head and neck (85%), with a predilection for
the periauricular region, the scalp and forehead. 2,3

From a histopathological point of view, ALHE
has two components: vascular and inflammatory.  The
vascular component is characterized by an anomalous
capillary proliferation with lumens of irregular morp-
hology lined with swollen, protruding endothelial
cells.  These hyperplastic endothelial cells, which
develop epithelioid or histiocytoid morphology, are
the principal histological characteristics of ALHE.  The
vascular alterations are associated with an interstitial
and perivascular inflammatory infiltrate consisting of
lymphocytes, mastocytes and eosinophils, the latter of
which are generally present in percentages that range
from 5 to 15%, rarely reaching 50%, and may even be

completely absent. 2

The principal differential diagnosis to bear in
mind is Kimura’s disease, which affects younger, male
patients of Asian origin.  KD presents as deep, pain-
less, subcutaneous masses covered by normal skin,
located on the head and neck, ranging from 2 to 10
cm in size and associated with locoregional adenopat-
hies that sometimes affect the salivary glands.
Histologically, there is a predominance of lymphoid
follicles with well-formed germinative centers and a
high percentage of eosinophils that occasionally form
abscesses.  From an analytical point of view, eosinop-
hilia and high IgE levels are characteristic features of
KD, whereas in ALHE these analytical alterations are
generally absent. 2-5

The treatment of ALHE, reserved for symptoma-
tic and disfiguring cases, is considered a challenge,
with multiple possible forms of management of
varying success, ranging from topical treatments
(tacrolimus, imiquimod), intralesional treatments
(interferon, corticotherapy) and oral treatments (corti-
cotherapy, retinoids). 4,6 Cases of spontaneous regres-
sion have been reported.  Surgical excision is conside-
red one of the most effective options; however, recur-
rence of the lesions occurs in around one-third of
cases.  Therefore, destructive treatments such as elec-
trocoagulation, cryotherapy and pulsed dye laser or
CO2 laser are among the most commonly used forms
of therapy and those with the highest success rates. 5

In conclusion, ALHE is a persistent disease that
is difficult to treat; however, there is no known risk of
malignant transformation. q

Abstract: This report describes a patient with clinical and histopathological findings compatible with angiolymphoid hyper-
plasia with eosinophilia. This benign vascular hyperplasia should be recognized and differentiated from Kimura’s disease. 
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Resumo: Descreve-se um paciente com características clínicas e histopatológicas típicas da hiperplasia angiolinfoide
com eosinofilia. Trata-se de uma hiperplasia vascular benigna que importa reconhecer e distinguir da doença de Kimura.
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