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A B S T R A C T   

Introduction: and importance - Angiolymphoid hyperplasia with eosinophilia (ALHE) is a rare benign micro
vascular proliferation. It is clinically characterized by intradermal or subcutaneous papules and/or nodules. 
Treatment consists mainly of surgery or laser therapy, with a high recurrence rate. Spontaneous regression is rare 
but possible. 
Case presentation: A 72-year-old man presented for an erythematous plaque on his scalp. Physical examination 
demonstrated a large angiomatous indurated subcutaneous plaque. The lesion was not pulsatile. The doppler 
ultrasound revealed no underlying vascular malformation. The biopsy revealed an ALHE. No further treatment 
was carried out. During the follow-up, the lesion gradually subsided. After one-year follow-up, the lesion had 
regressed with no sign of recurrence. 
Clinical discussion: There are different treatment modalities for AHLE management, including surgical excision, 
cryotherapy and lasers. However, none of these modalities has provided consistent results and recurrence after 
treatment is common.). Rare instances of spontaneous regression have been reported. 
Conclusion: Given the rarity of cases of spontaneous resolution, ALHE may be considered as a chronic condition, 
especially since recurrences are frequent. A “wait and see” approach can be proposed in some specific situations.   

1. Background 

Angiolymphoid hyperplasia with eosinophilia (ALHE) is a rare 
benign microvascular proliferation tumor of unknown etiology tumor 
[1]. It presents as red to brown papules or nodules, located in the head 
and neck region, especially around the ears and on the scalp. Micro
scopically, ALHE consists of plumped epithelioid or histiocytoid endo
thelial cells and accompanying eosinophils and lymphocytes. Treatment 
consists mainly of surgery or laser therapy. Recurrence after treatment is 
common [2]. Spontaneous regression is rare but possible. We report a 
case of spontaneous regression of ALHE after two-years follow-up. The 
work has been reported in line with the SCARE 2020 criteria [3]. 

2. Case report 

A 72-year-old man, with no significant past medical history, was 
referred to our department for evaluation of a rapidly enlarging, mildly 

itchy erythematous plaque on his scalp. The lesion had first been noticed 
6 months ago. There was no known traumatic event, but bleeding after 
minor frictional trauma was reported by the patient. Physical exami
nation demonstrated a large angiomatous indurated subcutaneous pla
que, located on the occipital region of the scalp (Fig. 1). The lesion was 
not pulsatile. There was no regional lymph node enlargement. Labora
tory findings revealed no peripheral eosinophilia. Prior to biopsy, our 
differential diagnosis were ALHE, Kimura disease, lymphoma cutis, 
angiosarcoma, metastatic tumor and sarcoidosis. The doppler ultra
sound revealed no underlying vascular malformation. The biopsy 
revealed vascular hyperplasia with epithelioid endothelial cells, as well 
as lymphocytic and eosinophilic infiltrate with a few plasma cells and 
rare giant cells. No atypical mitotic figures were observed (Figs. 2 and 
3). The diagnosis of ALHE was confirmed by clinical presentation and 
histology. No further treatment was carried out (either local or systemic 
corticosteroid administration, or excision) because the patient lacked 
any disabling symptoms and he did not prefer such treatment. During 
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the follow-up, the lesion gradually subsided. After one-year follow-up, 
the lesion had regressed with no sign of recurrence (Fig. 4). 

3. Discussion 

Both the cell of origin and the pathogenesis of ALHE remain 
controversial. The World Health Organization (WHO) and the Interna
tional Society for the Study of Vascular Anomalies (ISSVA) classify ALHE 
as a benign vascular tumor [4]. However, this lesion has several features 
that imply a significant reactive, as opposed to neoplastic, component. Fig. 1. Angiomatous subcutaneous plaque on the scalp (AHLE).  

Fig. 2. Hematein-eosin tissue section (x20).  

Fig. 3. Hematein-eosin tissue section (x40).  

Fig. 4. Spontaneous regression of the lesion without recurrence after one-year 
follow-up. 
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Furthermore, ALHE or a subset of ALHE cases harboring a clonal T-cell 
population have been reported and may represent a T-cell lymphopro
liferative disorder of a benign or low-grade malignant nature [5]. ALHE 
occurs in young to middle-aged adults without gender or ethnic predi
lection. Previous reports of a female predominance are not supported by 
more recent series, including our case report [6]. 

Past reports emphasized pruritus as the most common symptom 
associated with ALHE, as in our patient. Pain is as an uncommon 
symptom. Spontaneous bleeding over the lesion in our patient is 
consistent with the vascular nature of the lesion (7). 

The clinical lesions appear as single or multiple red-brown papules or 
as subcutaneous nodules with a predilection for the head and neck re
gion. ALHE is characterized histologically by proliferations of capillary- 
sized vessels with epithelioid endothelial cells surrounding larger thick- 
walled vessels, accompanied by eosinophils and lymphocytes. The dif
ferential diagnosis of ALHE includes Kimura’s disease, angiomatous 
lymphoid hamartoma, hemangioma, pyogenic granuloma, Kaposi sar
coma, lymphoma, and epithelioid hemangioendothelioma Unlike 
Kimura’s disease, peripheral eosinophilia is inconstant [8]. It was absent 
in our patient. There are different treatment modalities including sur
gical excision, cryotherapy, chemotherapy, intralesional and systemic 
corticosteroids, curettage, electrodesiccation, radiation, and lasers. 
However, none of these modalities has provided consistent results and 
recurrence after treatment is common [9]. 

According to the literature, cases of ALHE with earlier age of onset, 
longer duration, and multiple lesions are linked to higher recurrence 
rates [6]. Rare instances of spontaneous regression have been reported 
(Table 1). On 1969, Wells and Whimster published the first report 
describing 9 cases of ALHE characterized by marked vascular prolifer
ation with infiltration of eosinophils. One of them, a 23-year-old man, 
had a nodule for 3 months in the left nasolacrymal region that was 
excised. One year later, a nodule recurrence was found but no further 
treatment was carried out. Follow up after 4 years showed that there was 
no longer any nodle at the original site and no fresh lesion [8]. In a study 
of 116 cases of ALHE, Olsen et al. reported spontaneous resolution 
without any form of therapy in 2 patients [7]. Fays et al. described the 
case of a 32-year-old male patient having five angiomatous lesions of the 
face consistent with ALHE, that showed spontaneous regression with no 
recurrence after three years follow-up [10]. Given the rarity of cases of 
spontaneous resolution, ALHE may be considered as a chronic condition, 
especially since recurrences are frequent. Together with previously 
published reports, the case presented here suggests that in some specific 
situations, a “wait and see” approach with close monitoring can be 
proposed to patients suffering from ALHE as a first step. 
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Table 1 
Review of literature of spontaneously regressive AHLE cases.  

Author Number of 
patients 

Age Findings Follow- 
up 

Wells 
et al. 
[8] 

1 23 Recurrence of an AHLE of the 
left nasolacrymal region that 
was excised the year before 

4 years 

Olsen 
et al. 
[7] 

2 Not 
precised 

Not precised Not 
precised 

Fays 
et al. 
[10] 

1 32 Five angiomatous lesions of 
the face 

3 years  
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