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CASE REPORT

Angiolymphoid hyperplasia with eosinophilia: An
uncommon presentation and novel treatment of a rare
disease
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ABSTRACT

Angiolymphoid hyperplasia with eosinophilia (ALHE) is an uncommon benign vascular proliferation characterized by isolated
or grouped red-brown papules or nodules, most often located on the head or neck. Treatment of ALHE is difficult, with high
recurrence rates reported across a myriad of different interventions. We report an atypical clinical presentation of ALHE that was
successfully treated with a novel dual-therapeutic approach consisting of surgical excision followed by treatment with the pulsed
dye laser.
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1. CASE REPORT

A 67-year-old Caucasian woman presented to our clinic with
an eight-month history of three pruritic, pink papules lo-
cated on her right upper chest, right flank, and right waist-
line. These lesions were initially thought to be secondary
to arthropod assault. Treatment included topical and intrale-
sional steroid preparations. However, the lesions persisted
and slowly grew in size, becoming more nodular, firm, pru-
ritic, and even somewhat painful. The patient was ultimately
referred to our clinic for further workup.

Physical exam revealed three pink, firm, somewhat tender
nodules located on her chest (see Figure 1), right flank, and

right waistline (see Figure 2). Histological analysis (see
Figures 3 & 4) of the lesion on her flank revealed superfi-
cial and deep perivascular and interstitial inflammation with
lymphoid follicle formation and numerous eosinophils. In
addition, the dermis showed a diffuse proliferation of vessels
in the dermis lined by plump endothelial cells demonstrat-
ing cytoplasmic vacuolization. Immunohistochemical stains
showed that the CD20+ B cells were predominantly confined
to the lymphoid follicles. The reactive germinal centers were
positive for CD10 and BCL-6 and were negative for BCL-2
(see Figure 5). The inter-follicular lymphocytic infiltrate
was predominantly composed of T-cells positive for CD3,
CD5, and CD7 with a CD4:CD8 ratio of 3:1 (see Figure 6).
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Findings were consistent with a diagnosis of angiolymphoid
hyperplasia with eosinophilia (ALHE).

Figure 1. Pink, firm, somewhat tender nodule located on the
patient’s right chest at time of presentation

Figure 2. Two pink, firm, somewhat tender nodules located
on the patient’s right flank at time of presentation

Figure 3. Low power analysis revealed superficial and deep
perivascular and interstitial inflammation with lymphoid
follicle formation and numerous eosinophils

Figure 4. Higher power analysis showed a diffuse
proliferation of vessels in the dermis lined by plump
endothelial cells

Figure 5. Immunohistochemical stains showed that the
CD20+ B cells were predominantly confined to the
lymphoid follicles. The reactive germinal centers were
positive for CD10 and BCL-6 and were negative for BCL-2.

The three lesions were surgically excised (all in one sitting)
and sent for histopathological review, confirming a diagnosis
of ALHE for all three lesions. The healing excision sites
including a one centimeter perimeter of normal skin were
treated with five sessions of PDL (595 nm) therapy (Vbeam
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Perfecta, Candela Corp) at the following settings: 5-7 mil-
limeter spot size, 6 millisecond pulse duration, 7-7.5 Joule
fluence. At twenty-four months follow-up, there has been
no recurrence of the lesions, and the patient experienced an
exceptional cosmetic outcome.

Figure 6. The inter-follicular lymphocytic infiltrate was
predominantly composed of T-cells positive for CD3, CD5,
and CD7 with a CD4:CD8 ratio of 3:1.

2. DISCUSSION
Angiolymphoid hyperplasia with eosinophilia (ALHE) is an
uncommon benign vascular proliferation characterized by
isolated or grouped red-brown papules or nodules, most often
located on the head or neck.[1–6] Lesions have been described
in various anatomical locations, but occurrence on the chest
or flank, as found in our patient, is rare.[1, 4, 6, 7] A recent
literature review of ALHE cases found only 0.6% and 0.9%
of cases involved the abdomen and chest, respectively.[1]

Lesions are frequently asymptomatic, but may be pruritic or
painful.[4, 6, 8] While the incidence and prevalence of ALHE
is unknown, ALHE is predominantly found in 20- to 50-year
old adults, with a mean onset of 30 to 33 years of age.[1, 6, 8]

Historically, ALHE was thought to be more common in
females;[4, 7–11] however, a recent systemic review of the lit-
erature suggests there may be no clear gender predilection.[1]

The pathogenesis of ALHE is largely unknown. There are
hypotheses that ALHE is a benign neoplasm of endothelial
cells as well as thought that it may be an inflammatory vas-
cular reaction to external trauma.[2, 3, 6–9] There have also
been reports of onset or worsening of ALHE nodules with
initiation of oral contraceptives and during pregnancy, impli-

cating hyperestrogenemia in the pathogenesis.[8, 12, 13] T-cell
clonality has been demonstrated within a subset of cases,
and there are a few published cases of synchronous T-cell
lymphoma arising in ALHE patients, suggesting that ALHE
could be a low-grade lymphoproliferative disorder or a spe-
cific variant of reactive lymphoid hyperplasia.[2, 4, 5, 14] Lastly,
tortuous or damaged vessels can be seen at the base of lesions,
suggesting a possible role of arteriovenous malformation in
ALHE.[6, 15] Ultimately, the uncommon and benign nature of
ALHE has contributed to a lack of disease understanding.

Histologically, ALHE is characterized by an expansive prolif-
eration of small, capillary-sized vessels with thickened walls
and characteristic plump epithelioid endothelial cells with
cytoplasmic vacuolization. Surrounding the small vessels is a
variably dense inflammatory infiltrate composed of lympho-
cytes with numerous eosinophils. Nodular lymphoid aggre-
gates occasionally form reactive germinal centers.[4, 9, 12, 16]

Given the uncommon nature of ALHE, there is a lack of evi-
dence to guide therapy. While lesions are completely benign,
they do not spontaneously regress and treatment is often un-
dertaken for symptomatic and/or cosmetic reasons. Surgical
excision is the mainstay of treatment, but recurrence is com-
mon.[1, 4, 14, 17] A recent review showed recurrence in 40%
of cases following simple surgical excision.[1] Numerous
other therapeutic approaches have been described, includ-
ing electrodessication, cryotherapy, interalesional steroid
injections, and Moh’s micrographic surgery, amongst oth-
ers.[1, 3, 4, 8, 11, 17–19] Notably, treatment with vascular-specific
pulsed dye lasers (PDL) has been shown effective, with
a recurrence rate only slightly higher than surgical exci-
sion.[1, 10, 19–22] PDL efficacy is not surprising, given the
vascular nature of ALHE lesions. As a minimally invasive
treatment option, PDL is a viable option, especially for pa-
tients who are not surgical candidates. Given the high recur-
rence rate following surgical excision alone, and the proven
efficacy of PDL monotherapy, we decided to combine both
treatment modalities. This novel, sequential dual-therapy
approach has thus far yielded durable results at twenty-four
months follow-up. Additionally, our patient had excellent
cosmetic outcomes, as PDL treatment following surgery had
the added benefit of minimizing scar discoloration.

This case highlights a unique presentation of ALHE and de-
scribes a novel treatment approach, utilizing sequential use
of surgical excision followed by pulsed dye laser treatment.
This combined treatment approach for ALHE should be con-
sidered by physicians when treating this rare, difficult to treat
tumor.
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