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1 |  INTRODUCTION

Systemic lupus erythematosus is an autoimmune disease 
associated with a genetic predisposition and triggering en-
vironmental factors. Lupus skin lesions include specific skin 
lesions histologically characterized by an interface derma-
titis (chronic, acute, and subacute lupus) and nonspecific 
symptoms such as alopecia, livedo, Raynaud's phenome-
non, palmar erythema, periungual telangiectasia, purpura, 
and aseptic pustulosis of the folds. We report a case of a 
17‐year‐old girl who initially presented a chronic exsudative 
eczematous eruption with lesions of the scalp, trunk, arm, 
and face with peri‐orifical distribution and frequent superin-
fections with staphylococcus aureus and b‐hemolytic‐strepto-
cocci. Skin lesions semiology mimicked clinical symptoms 
seen in Human T‐lymphotropic virus 1 (HTLV‐1)‐associated 
infective dermatitis (IDH). These skin lesions were associ-
ated with Evans syndrome (autoimmune hemolytic anemia 
and immunological thrombocytopenic purpura) and atypi-
cal colitis with a nonspecific lymphocyte infiltrate histology 

and anti‐Saccharomyces cerevisiae antibodies positivity. 
Treatment consisted of oral corticosteroid for cutaneous, he-
matologic, and digestive diseases that allowed almost com-
plete remission. Nine years later, she developed systemic 
lupus erythematosus with skin, articular, and hematological 
involvement.

HTLV‐1 infection induces immune dysregulation that 
leads to IDH in infancy. We describe an original case of IDH‐
like lesions in SLE, which suggests that some lupus patients 
may have immunological abnormalities resembling those de-
scribed in chronic HTLV‐1 infection.

Systemic lupus erythematosus (SLE) is a chronic autoim-
mune disease with a pathophysiology based on the formation 
of self‐antibodies and immune complexes, closely related to 
environmental factors and genetic predispositions.1 Among 
environmental factors, viral infections can be the cause of an 
inflammatory trigger leading to immune dysregulation.2 Lupus 
skin lesions include erythematous edematous and squamous le-
sions of the face in vespertilio or diffuse lesions predominant on 
photo‐exposed zones, and nonspecific symptoms with alopecia, 
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livedo, Raynaud's phenomenon, palmar erythema and periun-
gual telangiectasia, purpura, or aseptic pustulosis of the folds.3 
Human T‐lymphotropic virus 1 (HTLV‐1)‐associated infective 
dermatitis (IDH) is a chronic cutaneous disease presenting as 
an exsudative dermatitis. HTLV‐1 chronic infection may also 
be associated with several immune‐mediated disorders such as 
SLE.4

We report the case of a patient who had skin lesions clin-
ically mimicking IDH and subsequently developed autoim-
munity and SLE.

2 |  CASE REPORT

A 17‐year‐old girl, with Evans syndrome history (autoimmune 
hemolytic anemia and immunological thrombocytopenic pur-
pura) treated with oral prednisone and IV immunoglobulins, 
presented with papulo‐erythematous squamous, crusted and 
pruriginous skin lesions of the scalp, the trunk, the back, the 
arms, and the face with peri‐orifical distribution (Figure 1). 
She also had relapsing pustules of the legs and arms. A trunk 
lesion's biopsy showed spongiotic dermatitis. A pustule's his-
tology showed ostio‐suppurative folliculitis. Several pustule 
samples were positive for staphylococcus aureus and b‐hemo-
lytic‐streptococci superinfection. Multiple antibiotic treatments 
improved skin lesions over short periods.

At the same time as Evans syndrome, she developed atyp-
ical colitis with a nonspecific lymphoid infiltrate on histol-
ogy and anti‐Saccharomyces cerevisiae antibodies positivity. 
Exhaustive immune explorations researching an immune de-
ficiency or dysregulation syndrome type LRBA deficiency 
were negative. HTLV1 serology and PCR were negative.

Oral corticosteroids were started for skin lesions, colitis, 
and Evans syndrome and drastically improved these 3 con-
ditions, but skin lesions relapsed below 15 mg prednisone/d.

For 7 years, eczematiform and pustular rashes persisted, 
punctuated by short courses of corticosteroids and antibio-
therapies. When she was 24 years old, she presented isolated 
inflammatory polyarthralgia. Biological tests showed anti-
nuclear antidouble stranded DNA (anti‐dsDNA) antibodies 
and hypocomplementemia. She was diagnosed with SLE and 
hydroxychloroquine treatment was started (400 mg/d).

One year later, while she had stopped hydroxychloroquine, 
she had a SLE flare with hematological, cutaneous (Figure 2), 
and articular involvement. In addition to previous immunologi-
cal abnormalities, she had anti‐Sm, RNP, ribosomal antibodies, 
and anticardiolipin antibodies and anti‐beta‐2‐glycoprotein‐1 
antibodies. Skin biopsy of a fingertip lesion showed a vacuolar 
interface dermatitis consistent with acute lupus erythematosus. 
Combined treatment with corticosteroids (methylprednisolone 
dose iv 3 consecutive days, then prednisone 1 mg/kg) then oral 
corticosteroids and hydroxychloroquine (400 mg/d) plus low‐
dose aspirin (75 mg/d) induced complete remission. Steroids 
were progressively tapered, and the patient remained disease‐
free with 3 years follow‐up.

3 |  DISCUSSION

Thus, our patient presented two well‐distinct dermato-
logical charts: first, an IDH‐like eruption with severe 

F I G U R E  1  Erythematous‐scaly, exsudative, and crusted lesions 
of the scalp, neck and retroauricular areas, perioral, and paranasal

F I G U R E  2  Atrophic pigmented skin lesions of the nose and ears 
associated with purplish‐colored fingertips papules
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eczematous skin lesion with major facial involvement then 
secondarily systemic lupus erythematosus with typical cu-
taneous lesions.

According to infective dermatitis diagnosis criteria pro-
posed by La Grenade et al,5 our patient presented 3 major 
criteria (erythematous‐scaly, exsudative and crusted lesions 
of the scalp, retroauricular areas, neck, paranasal and peri-
oral; chronic relapsing dermatitis with prompt response to 
antibiotic therapy; and crusting of the anterior nares) and 3 
minor criteria (positive cultures for staphylococcus aureus 
and b‐hemolytic‐streptococci from the skin, generalized pap-
ular rash, and generalized lymphadenopathy with dermato-
pathic lymphadenitis), despite HTLV‐1 negative serology. A 
diagnosis of amicrobial pustulosis of the fold in the setting 
of SLE was also discussed. However, the diffuse localization 
of these lesions without predominance in the folds, multiple 
positive bacteriological specimens, and the histology found-
ing ostio‐suppurative folliculitis were not compatible with 
this diagnosis.6

HTLV‐1 is known to induce several diseases such as 
HTLV‐I‐associated myelopathy/tropical spastic parapa-
resis (HAM/TSP) and adult T‐cell leukemia (ATL) but 
may also be associated with autoimmune disorders such 
as Sjogren's syndrome, polyarthritis, thyroiditis, or uve-
itis.7-12 The pathophysiology of these manifestations is 
still under investigation but immune dysregulation with 
lymphocyte proliferation are involved. The HTLV‐1 virus 
infects CD4+ T lymphocytes and can modify T‐lymphocyte 
cell function. HTLV‐1‐infected CD4+ T lymphocytes may 
exhibit altered signaling cascades and transcription factor 
activation, leading to changes in cell behavior that may 
trig inflammatory reactions that can break immune system 
tolerance.

Tax, an essential phosphoprotein playing a role in HTLV‐1 
transcription, is known to affect several transcription factors 
including CREB/ATF, NF‐κB, AP‐1, SRF, and Nuclear factor 
of activated T cells (NFAT), as well as a number of signaling 
cascades involving Rho‐GTPases and Janus kinase (JAK)/
signal transducer and activator of transcription (STAT), 
thus altering the transforming growth factor‐β (TGF‐β) cas-
cades.13,14 These factors are involved in cell proliferation and 
activation, including expression of cytokines and activation 
of viral proteins.

The expression of forkhead/winged‐helix transcription 
factor (FOXP3), which is an important transcription factor, 
has also been reported to be altered in patients infected with 
HTLV‐1. FOXP3 is an essential transcription factor for the 
differentiation, function, and homeostasis of regulatory T 
cells (Tregs). Irregularities in the expression of FOXP3 may 
lead to loss of immune tolerance and the probable develop-
ment of autoimmune diseases.4,15,16

Furthermore, SLE is an autoimmune disease with au-
toantibody formation and cell immunity disturbance. We 

currently find altered suppressor T‐cell to helper T‐cell ratios. 
Abnormalities in T‐cell function include T‐cell lymphopenia, 
impaired apoptosis, hyper‐reaction to signaling to T‐cell re-
ceptors, expression of activated antigens, defects in deletion 
of cells with high affinity for self‐antigens, and alteration of 
responses to cytokines and lymphokines.17

Thus, a possible association between SLE and HTLV‐1 
has been discussed.17 One possible mechanism proposed for 
this association is a process of molecular mimicry through 
the endogenous sequence related to HTLV‐1 (HRES‐1) in 
the development of SLE. This could trigger the production 
of self‐antibodies, leading to the formation of immunocom-
plexes that are deposited in the tissues.4

In summary, we describe a unique case of IDH‐like le-
sions in SLE. This suggests that some lupus patients may 
have immunological abnormalities resembling to those de-
scribed in chronic HTLV‐1 infection.

CONFLICT OF INTEREST

None.

AUTHOR CONTRIBUTIONS

First author: written the manuscript. Second author: edited 
and proofread the manuscript. Third and fourth authors: 
examined and treated the patient, analyzed and described 
anatomo‐pathological samples. Fifth and sixth authors: ex-
amined the patient and participated in therapeutic decisions. 
Seventh author: examined and followed the patient, edited 
and proofread the manuscript.

ORCID

Margot Raynal   https://orcid.org/0000-0001-6550-4347 
Jean‐David Bouaziz   https://orcid.
org/0000-0002-4993-2461 

REFERENCES

 1. Tiffin N, Adeyemo A, Okpechi I. A diverse array of genetic factors 
contribute to the pathogenesis of systemic lupus erythematosus. 
Orphanet J Rare Dis. 2013;8:2.

 2. Illescas‐Montes R, Corona‐Castro CC, Melguizo‐Rodríguez L, 
Ruiz C, Costela‐Ruiz VJ. Infectious processes and systemic lupus 
erythematosus. Immunology. 2019;158(3):153‐160.

 3. Ribero S, Sciascia S, Borradori L, Lipsker D. The cutaneous 
spectrum of lupus erythematosus. Clin Rev Allergy Immunol. 
2017;53(3):291‐305.

 4. Quaresma JAS, Yoshikawa GT, Koyama RVL, Dias GAS, Fujihara 
S, Fuzii H. HTLV‐1, Immune Response and Autoimmunity. 
Viruses. 2015;8:E5.

 5. La Grenade L, Manns A, Fletcher V, et al. Clinical, pathologic, 
and immunologic features of human T‐lymphotrophic virus type 

https://orcid.org/0000-0001-6550-4347
https://orcid.org/0000-0001-6550-4347
https://orcid.org/0000-0002-4993-2461
https://orcid.org/0000-0002-4993-2461
https://orcid.org/0000-0002-4993-2461


54 |   RAYNAL et AL.

I‐associated infective dermatitis in children. Arch Dermatol. 
1998;134(4):439‐444.

 6. Schissler C, Velter C, Lipsker D. Amicrobial pustulosis of the 
folds: Where have we gone 25years after its original description? 
Ann Dermatol Venereol. 2017;144(3):169‐175.

 7. Gessain A, Barin F, Vernant JC, et al. Antibodies to human T‐lym-
photropic virus type‐I in patients with tropical spastic paraparesis. 
Lancet. 1985;2(8452):407‐410.

 8. Hinuma Y, Nagata K, Hanaoka M, et al. Adult T‐cell leukemia: an-
tigen in an ATL cell line and detection of antibodies to the antigen 
in human sera. Proc Natl Acad Sci USA. 1981;78(10):6476‐6480.

 9. Kawai H, Mitsui T, Yokoi K, et al. Evidence of HTLV‐I in thyroid 
tissue in an HTLV‐I carrier with Hashimoto’s thyroiditis. J Mol 
Med Berl Ger. mai. 1996;74(5):275‐278.

 10. Hida A, Imaizumi M, Sera N, et al. Association of human T lym-
photropic virus type I with Sjogren syndrome. Ann Rheum Dis. 
2010;69(11):2056‐2057.

 11. Streho M, Delair E, Abad S, et al. Uveitis associated with thyroïdi-
tis in HTLV‐1 carriers. Rev Med Interne. 2005;26(11):894‐896.

 12. Martin F, Taylor GP, Jacobson S. Inflammatory manifestations of 
HTLV‐1 and their therapeutic options. Expert Rev Clin Immunol. 
2014;10(11):1531‐1546.

 13. Marriott SJ, Semmes OJ. Impact of HTLV‐I Tax on cell cycle pro-
gression and the cellular DNA damage repair response. Oncogene. 
2005;24(39):5986‐5995.

 14. Grassmann R, Aboud M, Jeang KT. Molecular mecha-
nisms of cellular transformation by HTLV‐1 Tax. Oncogene. 
2005;24(39):5976‐5985.

 15. Bacchetta R, Gambineri E, Roncarolo M‐G. Role of regulatory T 
cells and FOXP3 in human diseases. J Allergy Clin Immunol. août. 
2007;120(2):227‐235; quiz 236–7.

 16. Wildin RS, Freitas A. IPEX and FOXP3: clinical and research per-
spectives. J Autoimmun. 2005;25(Suppl):56‐62.

 17. Shirdel A, Hashemzadeh K, Sahebari M, et al. Is there any associa-
tion between human lymphotropic virus Type I (HTLV‐I) infection 
and systemic lupus erythematosus? An original research and liter-
ature review. Iran J Basic Med Sci. mars. 2013;16(3):252‐257.

How to cite this article: Raynal M, Frumholtz L, 
Galicier L, et al. Infective dermatitis‐like lesions as a 
novel skin manifestation of systemic lupus 
erythematosus. Clin Case Rep. 2020;8:51–54.  
https ://doi.org/10.1002/ccr3.2525

https://doi.org/10.1002/ccr3.2525

