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ABSTRACT

Angiolymphoid hyperplasia with eosinophilia (ALIHE) is a rare vascular condition characterized by cutancous papules,
plaques or nodules, predominantly located on the head and neck. The main differential diagnosis of ALHE is Kimura’s
disease. The treatment is a challenge and the gold standard treatment is surgical excision, as relapse is commonly observed.
We report a case of a 57-year-old female with ALIE with an unusual clinical improvement at 2-month follow-up after
topical corticosteroid without recurrence 12 months after treatment. Due to its rarity, ALIIE can be misdiagnosed. In this
case, the characteristic lesions in typical location supported our first clinical diagnose, which was confirmed by histological
studies. The clinical improvement after topical steroids without recurrence after long period follow-up caught our attention.
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INTRODUCTION

Angiolymphoid hyperplasia with eosinophilia (ALHE)
is a rare, locally proliferative, benign and idiopathic
condition that usually affects middle-aged Caucasian
women [1]. ALHE pathogenesis remains unknown, but
some authors believe that the lesion originates from a
vascular tumor or secondary to vascular damage, such
as skin trauma, infections (HTLV or herpes virus §)
or hormonal imbalance [2]. ALHE is characterized by
cutaneous papules, plaques or nodules, which may be
single or clustered, erythematous, violaceous or brown [3].
It 1s predominantly located on the head and neck [4]. The
absence of eosinophilia is not uncommon, but increased
serum Immunoglobulin E (Ig E) can be found.

ALHE and Kimura’s disease were considered for many
years the same entity and to this day they are often
confused. Both diseases share common clinical and

histopathological features. However, it is believed that
they are two distinct diseases because of their clinical
and histopathology differences [4].

The treatment of choice for ALHE is surgical excision,
but relapse is common. Cryotherapy, local radiotherapy,
topical or intralesional corticosteroids, imiquimod,
acitretin, and laser therapy (dye laser, CO, laser) are also
reported as possible treatments with varying success levels.
There are reported cases of spontancous regression [2].

We report a case of a patient diagnosed with ALHE,
without eosinophilia, with good clinical response to
topical corticosteroid treatment.

CASE REPORT

A 57-year-old female patient, diagnosed with vitiligo
and past history of benign thyroid nodule. She
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complained about pruritic and painful erythematous-
violaceous papules located on the tragus (Fig. 1)
for 5 years without treatment. She denied any
systemic disease or no chronic use of medicaments.
Dermatologic examination: achromatic macules on
the anterior thorax, forearms and hands, corresponding
to the clinical diagnosis of vitiligo. Red-violaceous
nodules grouped on tragus and outer auditive channel.
The main diagnostic hypothesis was Angiolymphoid
Hyperplasia with Eosinophilia, and differential
diagnoses were Kimura’s Disease and Kapost’s Sarcoma.

A cutaneous lesion biopsy was performed in the lesion
on the left tragus and submitted to histopathological
examination, which revealed diffuse inflammatory
infiltrate with lymphocytes and cosinophils,
hyperplasia of the blood vessels and capillaries with
prominent endothelium, confirming the diagnosis of
Angiolymphoid Hyperplasia with Eosinophilia (Fig. 2).

Laboratory tests did not show cosinophilia or Ig E
alterations. She had anti-I'PO antibodies positive in
high titers, normal thyroid hormones levels, and normal
thyroid ultrasonography. Therefore, topical treatment
with mometasone furoate cream, once a day for two
months was introduced with the aim of relieving
symptoms and avoiding surgery.

DISCUSSION

Clinically ALHE present as persistent or recurrent
erythematous or hyperpigmented papules or nodules,
usually located in the periauricular area and the
scalp [1]. In our case, the patient had erythematous-
violaceous papules on tragus and outer auditive
channel.

The main differential diagnosis of ALHE is Kimura’s
disease. They secem to be the same disease due to the
clinical similarity of cutancous lesions, however most
studies now consider them as two different entities.
Clinical differences to distinguish Kimura’s disease
from ALHE would be a greater diameter of skin lesions,
more insidious evolution, and erythematous or purpuric
staining of ALHE. This latter characteristic reflects
the vascular nature of this process. Kimura’s discase
presents clinically with one or more subcutaneous
nodules, salivary glands involvement, lymph node
enlargement and it is commonly associated with
peripheral eosinophilia and IgE elevation [2]. In our

case, the patient had only cutaneous lesions consistent
with the diagnosis of ALHE.
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On histolopathology ALHE disease usually does
not resemble lymphoid tissue, it is primarily a
disorder of blood vessels and has structures similar

Figure 2: Diffuse inflammatory infiltrate with lymphocytes and
eosinophils, hyperplasia of the blood vessels and capillaries with
prominent endothelium.

Figure 3: Clinical improvement 12 months after treatment.
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to abnormal dilated veins located in the dermis
and/or subcutaneous tissue, with abundant mucin
deposition on its walls. On the other hand, Kimura’s
disease is a disorder of lymphoid follicles, which are
predominant feature in large quantities [3]. The
histopathological examination of our patient revealed
diffuse inflammatory infiltrate with lymphocytes
and cosinophils, epithelial hyperplasia of the blood
vessels and capillaries with prominent endothelium
as described for ALHE disease.

The treatment of ALHE disease is always a challenge.
The gold standard is surgical excision, but relapse is
common. In our patient, we chose mometasone furoate
topically applied once a day. A significant clinical
improvement was observed at 2- month follow-up
treatment with no relapse 12 months after treatment.

(Fig. 3).

CONCLUSION

ALHE is a rare difficult-to-treat condition. The
characteristics lesions and locations help diagnosis and
complementary exams are necessary to exclude other
dermatoses. In our case, the rarity, typical clinical and
histological findings and the good clinical response to
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topical corticosteroid treatment without relapse after
a long period follow-up encourage our publication.

Consent

The examination of the patient was conducted
according to the Declaration of Helsinki principles.

REFERENCES

1. Quattrocchi CM, Jankovic R, Jacquier M, Sanchez A, Bergero A,
Bussy RAE. [Angiolymphoid hyperplasia with eosinophilia: case
report]. Arch Argent Dermatol. 2012;62:189-92.

2. Bastos JT, Rocha CRM, Silva PMC, Freitas BMP, Cassia FF,
Avelleira JCR. Angiolymphoid hyperplasia with eosinophilia versus
Kimura’s disease: a case report and a clinical and histopathological
comparison. An Bras Dermatol. 2017;92:392—4.

3. Nogueira A, Acciolly Filho JW, Castro MCR, Maceira JP,
Ramos-e-Silva MC. Angiolymphoid hyperplasia with
eosinophilia —report of two cases. An Bras Dermatol. 2003;78:79-85.

4. Briggs PL. Kimura disease is not angiolymphoid hyperplasia with
eosinophilia: clinical and pathological correlation with literature review
and definition of diagnostic criteria. An Bras Dermatol. 2006;81:167-73.

Copyright by Ivonne Dannesy Rodriguez Hernandez, et al. This is an
open-access article distributed under the terms of the Creative Commons
Attribution License, which permits unrestricted use, distribution, and
reproduction in any medium, provided the original author and source are
credited.

Source of Support: Nil, Conflict of Interest: None declared.

277




<<
  /ASCII85EncodePages false
  /AllowTransparency false
  /AutoPositionEPSFiles true
  /AutoRotatePages /All
  /Binding /Left
  /CalGrayProfile (Dot Gain 20%)
  /CalRGBProfile (sRGB IEC61966-2.1)
  /CalCMYKProfile (U.S. Web Coated \050SWOP\051 v2)
  /sRGBProfile (sRGB IEC61966-2.1)
  /CannotEmbedFontPolicy /Warning
  /CompatibilityLevel 1.4
  /CompressObjects /Tags
  /CompressPages true
  /ConvertImagesToIndexed true
  /PassThroughJPEGImages true
  /CreateJDFFile false
  /CreateJobTicket false
  /DefaultRenderingIntent /Default
  /DetectBlends true
  /DetectCurves 0.0000
  /ColorConversionStrategy /LeaveColorUnchanged
  /DoThumbnails false
  /EmbedAllFonts true
  /EmbedOpenType false
  /ParseICCProfilesInComments true
  /EmbedJobOptions true
  /DSCReportingLevel 0
  /EmitDSCWarnings false
  /EndPage -1
  /ImageMemory 1048576
  /LockDistillerParams false
  /MaxSubsetPct 100
  /Optimize true
  /OPM 1
  /ParseDSCComments true
  /ParseDSCCommentsForDocInfo true
  /PreserveCopyPage true
  /PreserveDICMYKValues true
  /PreserveEPSInfo true
  /PreserveFlatness true
  /PreserveHalftoneInfo false
  /PreserveOPIComments false
  /PreserveOverprintSettings true
  /StartPage 1
  /SubsetFonts true
  /TransferFunctionInfo /Apply
  /UCRandBGInfo /Preserve
  /UsePrologue false
  /ColorSettingsFile ()
  /AlwaysEmbed [ true
  ]
  /NeverEmbed [ true
  ]
  /AntiAliasColorImages false
  /CropColorImages true
  /ColorImageMinResolution 300
  /ColorImageMinResolutionPolicy /OK
  /DownsampleColorImages true
  /ColorImageDownsampleType /Bicubic
  /ColorImageResolution 300
  /ColorImageDepth -1
  /ColorImageMinDownsampleDepth 1
  /ColorImageDownsampleThreshold 1.50000
  /EncodeColorImages true
  /ColorImageFilter /DCTEncode
  /AutoFilterColorImages true
  /ColorImageAutoFilterStrategy /JPEG
  /ColorACSImageDict <<
    /QFactor 0.15
    /HSamples [1 1 1 1] /VSamples [1 1 1 1]
  >>
  /ColorImageDict <<
    /QFactor 0.15
    /HSamples [1 1 1 1] /VSamples [1 1 1 1]
  >>
  /JPEG2000ColorACSImageDict <<
    /TileWidth 256
    /TileHeight 256
    /Quality 30
  >>
  /JPEG2000ColorImageDict <<
    /TileWidth 256
    /TileHeight 256
    /Quality 30
  >>
  /AntiAliasGrayImages false
  /CropGrayImages true
  /GrayImageMinResolution 300
  /GrayImageMinResolutionPolicy /OK
  /DownsampleGrayImages true
  /GrayImageDownsampleType /Bicubic
  /GrayImageResolution 300
  /GrayImageDepth -1
  /GrayImageMinDownsampleDepth 2
  /GrayImageDownsampleThreshold 1.50000
  /EncodeGrayImages true
  /GrayImageFilter /DCTEncode
  /AutoFilterGrayImages true
  /GrayImageAutoFilterStrategy /JPEG
  /GrayACSImageDict <<
    /QFactor 0.15
    /HSamples [1 1 1 1] /VSamples [1 1 1 1]
  >>
  /GrayImageDict <<
    /QFactor 0.15
    /HSamples [1 1 1 1] /VSamples [1 1 1 1]
  >>
  /JPEG2000GrayACSImageDict <<
    /TileWidth 256
    /TileHeight 256
    /Quality 30
  >>
  /JPEG2000GrayImageDict <<
    /TileWidth 256
    /TileHeight 256
    /Quality 30
  >>
  /AntiAliasMonoImages false
  /CropMonoImages true
  /MonoImageMinResolution 1200
  /MonoImageMinResolutionPolicy /OK
  /DownsampleMonoImages true
  /MonoImageDownsampleType /Bicubic
  /MonoImageResolution 1200
  /MonoImageDepth -1
  /MonoImageDownsampleThreshold 1.50000
  /EncodeMonoImages true
  /MonoImageFilter /CCITTFaxEncode
  /MonoImageDict <<
    /K -1
  >>
  /AllowPSXObjects false
  /CheckCompliance [
    /None
  ]
  /PDFX1aCheck false
  /PDFX3Check false
  /PDFXCompliantPDFOnly false
  /PDFXNoTrimBoxError true
  /PDFXTrimBoxToMediaBoxOffset [
    0.00000
    0.00000
    0.00000
    0.00000
  ]
  /PDFXSetBleedBoxToMediaBox true
  /PDFXBleedBoxToTrimBoxOffset [
    0.00000
    0.00000
    0.00000
    0.00000
  ]
  /PDFXOutputIntentProfile ()
  /PDFXOutputConditionIdentifier ()
  /PDFXOutputCondition ()
  /PDFXRegistryName ()
  /PDFXTrapped /False

  /Description <<
    /CHS <FEFF4f7f75288fd94e9b8bbe5b9a521b5efa7684002000500044004600206587686353ef901a8fc7684c976262535370673a548c002000700072006f006f00660065007200208fdb884c9ad88d2891cf62535370300260a853ef4ee54f7f75280020004100630072006f0062006100740020548c002000410064006f00620065002000520065006100640065007200200035002e003000204ee553ca66f49ad87248672c676562535f00521b5efa768400200050004400460020658768633002>
    /CHT <FEFF4f7f752890194e9b8a2d7f6e5efa7acb7684002000410064006f006200650020005000440046002065874ef653ef5728684c9762537088686a5f548c002000700072006f006f00660065007200204e0a73725f979ad854c18cea7684521753706548679c300260a853ef4ee54f7f75280020004100630072006f0062006100740020548c002000410064006f00620065002000520065006100640065007200200035002e003000204ee553ca66f49ad87248672c4f86958b555f5df25efa7acb76840020005000440046002065874ef63002>
    /DAN <>
    /DEU <>
    /ESP <>
    /FRA <>
    /ITA <>
    /JPN <>
    /KOR <FEFFc7740020c124c815c7440020c0acc6a9d558c5ec0020b370c2a4d06cd0d10020d504b9b0d1300020bc0f0020ad50c815ae30c5d0c11c0020ace0d488c9c8b85c0020c778c1c4d560002000410064006f0062006500200050004400460020bb38c11cb97c0020c791c131d569b2c8b2e4002e0020c774b807ac8c0020c791c131b41c00200050004400460020bb38c11cb2940020004100630072006f0062006100740020bc0f002000410064006f00620065002000520065006100640065007200200035002e00300020c774c0c1c5d0c11c0020c5f40020c2180020c788c2b5b2c8b2e4002e>
    /NLD (Gebruik deze instellingen om Adobe PDF-documenten te maken voor kwaliteitsafdrukken op desktopprinters en proofers. De gemaakte PDF-documenten kunnen worden geopend met Acrobat en Adobe Reader 5.0 en hoger.)
    /NOR <>
    /PTB <>
    /SUO <>
    /SVE <>
    /ENU (Use these settings to create Adobe PDF documents for quality printing on desktop printers and proofers.  Created PDF documents can be opened with Acrobat and Adobe Reader 5.0 and later.)
  >>
  /Namespace [
    (Adobe)
    (Common)
    (1.0)
  ]
  /OtherNamespaces [
    <<
      /AsReaderSpreads false
      /CropImagesToFrames true
      /ErrorControl /WarnAndContinue
      /FlattenerIgnoreSpreadOverrides false
      /IncludeGuidesGrids false
      /IncludeNonPrinting false
      /IncludeSlug false
      /Namespace [
        (Adobe)
        (InDesign)
        (4.0)
      ]
      /OmitPlacedBitmaps false
      /OmitPlacedEPS false
      /OmitPlacedPDF false
      /SimulateOverprint /Legacy
    >>
    <<
      /AddBleedMarks false
      /AddColorBars false
      /AddCropMarks false
      /AddPageInfo false
      /AddRegMarks false
      /ConvertColors /NoConversion
      /DestinationProfileName ()
      /DestinationProfileSelector /NA
      /Downsample16BitImages true
      /FlattenerPreset <<
        /PresetSelector /MediumResolution
      >>
      /FormElements false
      /GenerateStructure true
      /IncludeBookmarks false
      /IncludeHyperlinks false
      /IncludeInteractive false
      /IncludeLayers false
      /IncludeProfiles true
      /MultimediaHandling /UseObjectSettings
      /Namespace [
        (Adobe)
        (CreativeSuite)
        (2.0)
      ]
      /PDFXOutputIntentProfileSelector /NA
      /PreserveEditing true
      /UntaggedCMYKHandling /LeaveUntagged
      /UntaggedRGBHandling /LeaveUntagged
      /UseDocumentBleed false
    >>
  ]
>> setdistillerparams
<<
  /HWResolution [2400 2400]
  /PageSize [612.000 792.000]
>> setpagedevice


