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Abstract: Facial flushing is one of the common conditions in dermatology, which affects the aesthetic of patients to a great extent,
and even leads to psychological and economic burdens. The most common causes of facial flushing are often inflammatory skin
diseases such as rosacea, contact dermatitis, and others, but the facial flushing as a sign can also be the cutaneous manifestation of
systemic disease. Telangiectasia macularis eruptiva perstans (TMEP) is a rare disease associated with mast cells. Here, we describe an
unusual clinical finding with persistent facial flushing in a patient with TMEP.
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Introduction

Telangiectasia macularis eruptiva perstans (TMEP) is a rare form of cutaneous mastocytosis with potential systemic
involvement that is often neglected in clinical practice, the classic clinical presentations of cutaneous lesions are usually
as red-brown telangiectatic macules were shown.' The pathogenesis and pathophysiology of TMEP are complex and
remained still a mystery and not completely clear to date. In many cases, the identification of TMEP is faced many
challenges and is often ignored by dermatologists. Since its atypical clinical presentation may also be misidentified as an
allergic reaction, a skin biopsy is usually required for a definite diagnosis, and a dermoscopic examination may also be
helpful to provide potential clues.”* Here, we describe an unusual clinical finding that presented persistent facial flushing
in a patient with TMEP.

Case Report

A 44-year-old male presented with a 10-year history of persistent facial flushing with transient aggravation after
stimulation by external factors such as exercise and drinking. Photosensitive dermatitis and rosacea are suspected to
have been diagnosed but poorly with the response with minocycline, antihistamine, topical or oral corticosteroids, and
topical tacrolimus. Any systemic symptoms and similar family history were denied, including fever, joint pain, and only
slight itching in the lesion area. Upon physical examination, facial redness and flushing were shown, in addition to the
facial area, the erythematous-brownish macules and patches were widely distributed in the trunk and limbs with a few
telangiectasias found unexpectedly although the patient did not describe it (Figure 1A and C). Laboratory tests, including
whole blood cell count, C-reactive protein and erythrocyte sedimentation rate, serum immunoglobulin E level, peripheral

blood tumor markers, antinuclear antibody spectrum, complement C3, and C4, were all within the normal range, and no
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Figure | Clinical, dermoscopic, and histological images. (A and C) Physical examination showed the facial redness and flushing also erythematous-brownish macules and
patches were widely distributed in his back area, with a few telangiectasias. (B and D) Dermoscopy imaging demonstrated the branching linear vessels of the facial lesion area
and the branching linear vessels in a reticular pattern with a brown pigmentation network of the back area. (E, F, G and H) Telangiectasia in the upper dermis with
perivascular mononuclear cells infiltration (Hematoxylin and Eosin-staining, original magnification x40, x200), displays the presence of mast cells (Toluidine-staining, original
magnification x40, x200).

positive findings were found. Dermoscopy imaging demonstrated the branching linear vessels of the facial lesion area
and the branching linear vessels in a reticular pattern with a brown pigmentation network of the back area (Figure 1B
and D). The patient refused to perform a skin biopsy of the face for aesthetic purposes; thus, a skin biopsy was performed
on the back area, the specimen obtained from the biopsy was sent to further histological examination and showed
telangiectasia in the upper dermis with perivascular mononuclear cell infiltration, Toluidine staining display the presence
of mast cells (Figure 1E-H; Hematoxylin and Eosin-staining, Toluidine-staining, original magnification x200). The
clinical, dermoscopic, and histological findings were consistent with a diagnosis of telangiectasia macularis eruptiva
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perstans (TMEP). Persistent facial flushing was suggested to associate with TMEP, which is an unusual clinical
observation. The patient refused to receive further treatment and is still in long-term follow-up.

Discussion

TMEP is a rare, benign, and indolent subtype and form of cutaneous mastocytosis and usually involved the skin that is
distributed over the trunk and extremities and potential systemic involvement, but the removal of TMEP from the current
classification of diagnostic criteria for cutaneous mastocytosis was suggested, the clinical classic and typical cutaneous
lesions are usually presented as red-brown telangiectatic macules, although the pathogenesis and pathophysiology have
remained unclear, the abnormal hyperplasia of mast cells was still considered.>>*® Our case demonstrates a patient with
TMEP which was confirmed by skin biopsy; interestingly, the patient seeking medical help for the symptom of facial
redness and flushing, which is an unusual clinical presentation and observation in patients with TMEP. Although the most
common cause of facial flushing is climacteric, cutancous diseases such as rosacea, and other inflammatory skin diseases,
some malignant tumors or rare diseases can also lead to facial flushings, such as carcinoid syndrome, pheochromocytoma
and medullary carcinoma of the thyroid.” Interestingly, in the case we reported, facial flushing was considered associated
with TMEP and although the mechanism remains completely unclear, it is inferred that facial flushing may be caused by
the activation and degranulation of mast cells. Moreover, we obtain the dermoscopic images of the cutaneous lesions and
demonstrated the branching linear vessels of the facial lesion area and the branching linear vessels in a reticular pattern
with a brown pigmentation network of the back area, these findings corresponded to the dilated superficial capillaries
surrounded by mast cells in the dermis at the level of histopathology.*

In conclusion, TMEP is a rare disease, atypical clinical manifestations of TMEP may also present and its clinical
diagnosis faces challenges, skin biopsy, and histopathological examination may be necessary, but noninvasive imaging
technology also shows advantages in the auxiliary diagnosis and noninvasive imaging tools may help diagnose TMEP.
Clinicians, especially dermatologists, should pay attention to the atypical clinical manifestations of TMEP, especially for
seeking medical help with facial flushing, and pay more attention to some details of physical examination to consider the
possibility of TMEP diagnosis. Facial flushing is a very common clinical challenge that dermatologists, especially
cosmetic dermatologists need to face, in most cases, the frequent causes are contact dermatitis, rosacea, and other
inflammatory skin diseases, and facial flushing caused by systemic diseases should be considered. Although TMEP is a
rare disease, facial flushing secondary TMEP should be emphasized in clinical practice. It will help dermatologists
recognize the common clinical manifestations of rare diseases and avoid the neglect and wrong diagnosis of this disease.
In addition, most importantly, dermatologists often use laser treatment in patients with facial flushing, but such patients
with TMEP should be treated with caution, because this may lead to mast cell activation and induce a series of
unnecessary clinical troubles.
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