
Jemds.com Case Report 

 
J. Evolution Med. Dent. Sci./eISSN- 2278-4802, pISSN- 2278-4748/ Vol. 8/ Issue 52/ Dec. 30, 2019                                                                            Page 4020 
 
 
 

 
 
 
 
 

Angiolymphoid Hyperplasia with Eosinophilia Treated with Isotretinoin 
 

Sunil N. Petkar1, Venkatesh Giri2, Pranit Farande3, Jigar Patel4, Asha Kushwaha5 
 

1Department of Dermatology and Venereology, Terna Medical College, Nerul, Mumbai, Maharashtra, India. 
2Department of Paediatrics, Terna Medical College, Nerul, Mumbai, Maharashtra, India. 3Department of Dermatology 

and Venereology, Terna Medical College, Nerul, Mumbai, Maharashtra, India. 4Department of Dermatology and 

Venereology, Terna Medical College, Nerul, Mumbai, Maharashtra, India. 5Department of Dermatology and 

Venereology, Terna Medical College, Nerul, Mumbai, Maharashtra, India. 
 

 

 

Angiolymphoid Hyperplasia with Eosinophilia (ALHE) is an uncommon benign 

clinical entity characterized by the presence of a variable number of papules, plaques 

or nodules of the dermis and subcutaneous tissues.[1] ALHE shows a predilection for 

the head and neck area.[2] ALHE is a benign neoplasm of the vascular endothelium. 

ALHE is also called as epithelioid hemangioma, a term that better describes the most 

distinguishing feature of this entity -the abnormal proliferation of endothelial cells.[3] 

The etiology of ALHE is obscure; however, it has been reported to occur in pregnancy 

and also following trauma in some cases.[2] 

Angiolymphoid hyperplasia with eosinophilia (ALHE) is a rare and idiopathic 

vascular disorder. It is characterized by red to brown papules and nodules, typically 

localized on the head and neck, particularly around the ear as singular or multiple 

lesions. Although ALHE is a benign disease, lesions are often persistent and difficult 

to eradicate. Young to middle age women are more commonly affected. The 

histological examination corresponds to a florid vascular proliferation with atypical 

endothelial cells surrounded by a lymphocytic and eosinophilic infiltrate. We 

describe a young male with solitary nodular lesion over the left side of neck below 

left ear with scar mimicking scrofuloderma; the histological examination was 

consistent with ALHE. 

 ALHE was first described by Wells and Whimster[4] who defined it as a late stage 

of Kimura disease. Since then there has been a lot of controversy about these two 

conditions. Nowadays it is widely accepted to be different entities. ALHE is a rare, 

benign, vasoproliferative disease of unknown origin. It is characterized by 

intradermal or subcutaneous single or multiple reddish-brown papules or nodules, 

mainly on the head and neck, especially around the ears.[5,6] Less often lesions of 

ALHE have been described in the mouth, on the trunk, extremities, vulva and penis. 

Affects mostly young to middle-aged females of any race, may complain about 

itching, tenderness or pulsation of the lesions. They do not have lymphadenopathy or 

peripheral eosinophilia in comparison with Kimura disease.[5,6,7] 

The pathogenetic mechanism of ALHE is unknown. In some cases, there is a 

preceding trauma, a recently published article described ALHE after an ear 

piercing.[8] Some reporters suggest it is related to infection and high estrogen status. 

Nevertheless, there seems to be consensus that ALHE is a reactive rather than a 

neoplastic process.[6,9,10] 
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PRE SE NTA TI ON O F CA S E  
 

 

A twenty years old Muslim male attended our out-patient 

department with complaint of nodular swelling over left side 

of neck below the ear since 3 months. It was treated with 

antibiotics with no improvement. It was removed surgically 2 

months back followed by recurrence in few days. There was no 

history of fever or weight loss, no history of preceding trauma. 

The general examination was not significant. There was no 

evidence of any lymphadenopathy. On cutaneous examination 

a single non-tender nodule was present over apex of left sided 

posterior triangle of neck. The surface was ulcerated with 

yellowish crust. A scar was seen over surrounding skin. On 

palpation the nodule was firm in consistency with restricted 

mobility. (Figure-1, 2, 3). No other significant skin lesions seen. 

 

 
 

 

CL INI CA L DIA GN O SI S  
 

 

Scrofuloderma 

 

 
 

 

DIF F ERE NTI AL D IA GN O S IS  
 

 

Angiolymphoid Hyperplasia with Eosinophilia 

 

 
 

 

PATH OL O GI CA L DI SCU S S ION  
 

 

CBC and other routine blood and urine investigations were 

within normal limit. Chest X-ray showed no abnormality. 

Histopathology of biopsy showed increased number of thick 

walled and dilated blood vessels (capillaries and venules) 

involving the whole of reticular dermis. Around these vessels 

and at time in their walls was an infiltrate of lymphocytes and 

several eosinophils. The lining of these vessels showed thick 

endothelial cells that projected into the lamina giving a ‘hob 

nail’ appearance. The epidermis was missing and the surface 

was covered by necrotic inflammatory cells and plasma. These 

findings were suggestive of Angiolymphoid Hyperplasia with 

Eosinophilia. (Figure-5, 6, 7) 

 

 
 

 

DI SCU S SI ON O F MANA G E ME NT  

 

 

Patient was started on Cap Isotretinoin 20 mg daily. Within 20 

days the lesions resolved completely. Patient was continued 

on Isotretinoin for 3 months. Patient tolerated the medicine 

well without any major side effects. He was followed up for 

next three months after stopping isotretinoin with no 

recurrence (Figure-3). 

The treatment of ALHE is challenging because of the high 

recurrence rate, however surgical excision remains the 

treatment of choice. Many other therapeutic options for ALHE 

have been discussed in the literature including radiotherapy, 

indomethacin, laser therapy (CO2, argon, copper vapour, 

pulsed dye, Nd: YAG), photodynamic therapy, corticosteroids, 

cryotherapy, electrodessication, pentoxiphylline, intralesional 

steroid, intralesional bleomycin, Interferon-a, thalidomide, 

oral isotretinoin[11] and acitretin. Unfortunately, ALHE tends to 

recur. Because it is a benign disease and malignant change 

never has been reported so far, interventions should not be too 

aggressive. 

 

 

 

 

 

 

 

 

 

Figure 1.  

Single Non-Tender Nodule Over 

the Apex of Left Sided Posterior 

Triangle of Neck 

 

 

 

 

 

 

 

 

 

 

 

 

 

Figure 2.  

Ulceration with Yellowish Crust. 

Scar Seen Over Surrounding Skin 

 

 

 

 

 

 

 

 

 

 

 

 

 

 

Figure 3.  

Complete Resolution after 20 

Days with  

Oral Isotretinoin (20 mg) Daily 

 

 

Figure 4. Histopathology of Biopsy Shows- Increased Number of Thick 

Walled and Dilated Blood Vessels (Capillaries and Venules) Involving 

the Whole of Reticular Dermis 
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Figure 5. Histopathology: Around the Vessels and at Times in Their 

Walls. An Infiltrate of Lymphocytes and Several Eosinophils 

 

 

Figure 6. Histopathology: The Lining of the Vessels Show Thick 

Endothelial Cells that Project into the Lamina Giving a ‘Hob Nail’ 

Appearance 

 

 

Figure 7. Histopathology of Biopsy Showing Increased Number of 

Thick Walled and Dilated Blood Vessels 

 

 
 

 

FI NAL D IA GN O SI S  

 

 

Angiolymphoid Hyperplasia with Eosinophilia (ALHE)  
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