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Cow’s milk specific-IgE in infants younger

than one year of age with atopic dermatitis

Nattapol Thamsakulsiri MD,
Srisupalak Singalavanija MD,

Wanida Limpongsanurak MD.

ABSTRACT:

THAMSAKULSIRI N, SINGALAVANIJA S, LIMPONGSANURAK W. COW’S MILK SPECIFIC-IGE
IN INFANTS YOUNGER THAN ONE YEAR OF AGE WITH ATOPIC DERMATITIS. THAI J
DERMATOL 2014; 30: 103-114.

DIVISION OF DERMATOLOGY, DEPARTMENT OF PEDIATRICS, QUEEN SIRIKIT NATIONAL INSTITUTE
OF CHILD HEALTH, BANGKOK, THAILAND.

Backgrounds: Cow's milk is one of the most common food allergens in infants with moderate to severe atopic
dermatitis (AD). Several studies had evaluated the role of cow’s milk specific-IgE (CM IgE) test, but there is still
controversy of the cut-off level.

Objective: To determine the prevalence and the role of CM IgE for diagnosis of cow’s milk protein allergy
(CMPA) in infants with moderate to severe AD.

Materials and Methods: Serum CM IgE was measured in 87 infants younger than one year of age with
moderate to severe AD (SCORAD > 15). After 2 weeks of treatment with topical corticosteroid, emollient and
antihistamine, extensively hydrolyzed or amino acid based formula was introduced in the patients whose skin lesions did
not improve. Oral challenge test was performed in the patients who were suspected to have cow’s milk protein allergy to
confirm the diagnosis. All of the patients were assessed of skin lesions at 3 and 6 months after diagnosis.

Results: Of 87 patients, 39 patients (44.8%) and 48 patients (55.2%) were diagnosed as CMPA and without
CMPA, respectively. The prevalence of the patients with CM IgE = 0.35 KUA/L were 31%. Mean serum CM IgE in the
patients with CMPA was significantly higher than the patients without CMPA (1.4 £ 2.9 (range 0.02 — 13.4) KUA/L vs

0.2 £0.3 (range 0.01 — 1.37) KUA/L, p = 0.01). Serum CM IgE of the patients with CMPA < 0.35 KUA/L, 0.35 - 4.9
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KUA/L, = 5 KUA/L was found in 20 patients (51.3%), 14 patients (35.9%) and 5 patients (12.8%), respectively. In
patients with CMPA were associated with early age of onset, greater severity and more CM IgE level than the patients
without CMPA.

Conclusion: High level of serum CM IgE is hepful for diagnosis of CMPA in moderate to severe atopic
patients. However, serum CM IgE < 0.35 KUA/L can not exclude CMPA. Elimination of cow’s milk and oral challenge
test should be performed to confirm the diagnosis.

Key word: Atopic dermatitis, Cow’s milk specific IgE
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The study of drug eruption in patients at

Thammasat University Hospital
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ABSTRACT:

SITTIWATTANAWONG P, CHAKKAVITTUMRONG P, RERKNIMITR P. THE STUDY OF DRUG
ERUPTION IN PATIENTS AT THAMMASAT UNIVERSITY HOSPITAL. THAI J DERMATOL 2014;
30: 115-126.

DERMATOLOGY UNIT, DEPARTMENT OF INTERNAL MEDICINE, FACULTY OF MEDICINE,
THAMMASAT UNIVERSITY, PATHUMTANI, THAILAND.

Objective: To evaluate prevalence of patients who had drug eruption including patients' demographics, clinical
manifestations and type of drugs involved.

Materials and Methods: a cross-sectional descriptive study which targeted all in-patients and out-patients who
had drug eruption during 1 September 2009 -31 August 2011.

Results: A total of 235 patients were diagnosed with drug eruption. The most common causative drugs were
antimicrobial agents which cephalosporin group (16.5%) was the most frequently involved, followed by NSAIDs
(14.04%) and penicillin group (11.06%). The most common presentation was maculopapular rash (63.54%), followed by
urticaria (21.8%) and epidermal necrolytic syndrome (8.5%). One patient was died from major drug eruption.

Furthermore, some new antimicrobial agents trend to cause drug eruptions more than prior studies.

From : Dermatology unit, Department of internal medicine, Faculty of medicine, Thammasat University, Pathumtani.

Correspondence to: Sittiwattanawong P. email: prattana_mdtu@hotmail.com
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Conclusion: Antimicrobial agents were the most common cause of drug eruption and maculopapular rash was

the most common manifestation.

Key words: drug eruption, maculopapular rash, antimicrobial agents
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wu HfThesuau 196 510 (83.4%) aHUINMS
1&5ven 1 wiia naziifiheduan 39 510 (16.5%) 1ha
A 9 o Yo v o A
Hunienvasnnms lasuemdeunuraiersiia
A Y A ' a A g
AU INDIUIANUUUIINNTTAY0INTIY
1 v v A Y a . .
2 N llﬂ!,m WUUWSTIBUATULLITI (major drug eruption)
uaziunionyiia liguuse  (minor drug  eruption)

HEAAITIIALIDEA AIAIT 19N 2

et L
COTR
¥3301g (1) 0-10
11-20
21-30
31-40
41-50
51-60
61-70
71-80
WNNNHTOIMNY 81
UszTamsnieluena mefiuuio
Timefanuite
uwnasdeyaild  Athouen

Athelu

113 519 (48.1%)
122 518 (51.9%)
34 519 (14.4%)
23 318 (9.7%)
28 518 (11.9%)
22 518 (9.3%)
37 318 (15.7%)
29 918 (12.3%)
28 918 (11.9%)
24 518 (10.2%)
10 518 (4.2%)
35318 (14.9%)
200 318 (85.1%)
81 318 (34.4%)
154 518 (65.5%)

o 1 w d‘
Snnuriiaveseniigihelasunewianunien (Number of causative drugs)

A 9 A a a
WUHUWNEINLNAINYT 1BUA

HUUREN A INEININAIN 131A

196 519 (83.4%)
39 9519 (16.5%)
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M9 2 uaasswudihonifenuuiesiaa1e (Type of drug eruption)

Major drug eruption 43 (18.29%)
Epidermal necrolytic syndrome TR 20 (8.5%)
Steven johnson syndrome (SJS) 11 (4.6%)
Steven johnson syndrome overlap TEN 4 (1.7%)
Toxic epidermal necrolysis (TEN) 5(2.1%)
Anaphylaxis 17 (7.2%)
Acute generalized exanthematous pustulosis (AGEP) 5(2.1%)
Drug reaction with eosinophilia and systemic symptoms (DRESS) 1 (0.4%)

Minor drug eruption

Maculopapular rash

192 (81.71%)
122 (51.9%)

Urticaria 42 (17.8%)
Angioedema 19 (8.0%)
Fixed drug eruption 6 (2.5%)
Erythema multiforme 2 (0.8%)
Photoallergic reaction 1 (0.4%)
Total 235 (100%)
VINMIANN wudihefiunfensiaguiss multiforme 2 318 (0.8%) 8¢ photoallergic reaction 1

(major drug eruption) MU 43 318 (18.29%)
LLﬁQLﬂuﬁu"HﬁﬂEpidermal necrolytic syndrome 311U
20 519 (8.5%) anaphylaxis§1u3u 17 319 (7.2%) acute
generalized exanthematous pustulosis (AGEP) U5
518 (2.1%) uazdrug reaction with eosinophilia and
systemic symptoms 1139 DRESS $142U 1 518 (0.4%)
Hfthedwau 192 519 (81.71%) Aaruuiosiali
JUUTY  (minor drug eruption) TﬂﬂWUﬁu"]ﬁﬁﬂ
maculopapular rash N1ﬂﬁﬁﬂ§1u3u 122 918 (51.9%)
5090491 0 urticaria 42 518 (17.8%) angioedema 19

518 (8.0%) fixed drug eruption 6 318 (2.5%) erythema

318 (0.4%) AN
a d‘ o Y a A'l d' A 1
AV NI IIAARLNINNEA Ao NQUeN
U§Tue 509891 An nguerdumsonand luly
=1 4 1 v @
ARBTOYA NYUNUTN 81135191199 opioid tazen
allopurinol MUAIAY AIAIT1N 3
= =Xl o dd‘ ya'
HaM3ANKINLNTHT 831191 115 318 DRuuin
a an U ad d‘ d‘ 9
ane§Fiue Tasnguenlgrieinunuwien
mﬂﬁ’qsa ﬁf) Eﬂﬂ’cjiJcephalosporin 39 519 (33.9%) Lid_lu
miLLﬁ}Eﬂ ceftriaxone 91U 25 518 (21.7%)
cefotaximed1UIU 5 518(4.3%) 1A cefdinird1UIU 3

o o 1 ad A o Ya A 9/
318 (2.6%) 114N ﬂgumﬂgmuwwﬂmﬂﬂwuuw
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©15090901 Ao NgNpenicillin 31U 26 518 (22.6%) amoxycillind 11U 7 318 (6.0%) 1482 cloxacillind114IU
Y [ 1 de' a d‘ =) % d'
Ty 3 suavvosnlunguiiiinaiu Ao 6 318 (5.2%) ANN1I NN 4

piperacillin/tazobactam 31U 8 518 (6.9%)

$ a { o Y a 4 13 . . o
M5199 3 naaariaveseni 1iinanu Tasf1uI9 Insingle causative agent ( 11U 196 518)

Name of causative agents Number of patients
Antimicrobial agent 115 (58.6%)
NSAIDs 33 (16.8%)
Antiepileptic drugs 12 (6.1%)
Opioid 7 (3.5%)
Allopurinol 5(2.5%)
Iopromide (radiocontrast agent) 4 (2.0%)
r-TPA (Alteplase) 3(1.5%)
Muscle relaxant 2 (1.0%)
Chemotherapy 1(0.5%)
Others* 14 (7.1%)

*Others: Paracetamol 2, Simvastatin 1, Ranitidine 1, Acetazolamide 1, Ambroxol 1, Haloperidol 1, Domperidone 1, Fexofenadine 1, Chloral

hydrate 1, Fentanyl 1, Collagen hydroxylate 1, Dextrometrophan 1, Hyoscine 1 9 pa

a a a A o ya A 2/
MINN 4 uam%uﬂmmmﬂgmuwwﬂmﬂﬂwuuw&n

Name of antibiotics Number of patients (%)

Cephalosporin 39 (33.9%)
Ceftriaxone 25 (21.7%)
Cefotaxime 5(4.3%)
Cefdinir 3(2.6%)
Cephalexin 2 (1.7%)
Cefoperazone/sulbactam 2 (1.7%)
Ceftazidime 1 (0.8%)
Cefazolin 1 (0.8%)

Penicillin 26 (22.6%)
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Name of antibiotics

Number of patients (%)

Piperacillin/tazobactam
Amoxycillin
Cloxacillin
Amoxyecillin/clavulanic acid
Ampicillin
Ampicillin/sulbactam

Quinolone

Clindamycin

Vancomycin

Cotrimoxazole

Carbapenem

Nevirapine

Macrolide

Antifungal

Gentamycin

Doxycycline

Tetracycline

Colistimethate sodium

Metronidazole

Lincomycin

Isoniazid

8 (6.9%)
7 (6.0%)
6 (5.2%)
3 (2.6%)
1 (0.8%)
1(0.8%)
8 (6.9%)
7 (6.0%)
6 (5.2%)
6 (5.2%)
4 (3.4%)
4 (3.4%)
3 (2.6%)
3 (2.6%)
2 (1.7%)
2 (1.7%)
1(0.8%)
1(0.8%)
1(0.8%)
1(0.8%)
1(0.8%)

35190 5 uaasriiaveseni liinaiu lunguEpidermal necrolytic syndrome

Causative drugs

Number of patients

Antimicrobial agents
NSAIDs
Antiepileptic drugs
Allopurinol

Multiple drugs were identified

10 518 (50%)
2 918 (10%)
2 918 (10%)
2 518 (10%)
4 318 (20%)
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i ¥ 9
M99 6 Llﬁﬂﬂﬁﬂﬁmﬁ]ﬂﬂﬁumﬁuLLﬁ}mﬁﬁuﬂEpidermal necrolytic syndrome maaé’ﬂaﬂﬁwmzo 919

Fnmauzing AL T 01g (1) zazIAUOU SCORTEN Wan13SNEI
Tsanena(iu)
SIS Ceftriaxone 65 47 5 discharge
SJS Nevirapine 15 1 1 discharge
SJS Cloxacillin 8 7 2 discharge
SJS Carbamazepine 9 14 1 discharge
SIS Cotrimoxazole 42 14 1 discharge
SIS Lamotrigine 68 4 1 discharge
SIS Ibuprofen 40 5 1 discharge
SJS Cloxacillin 16 6 0 discharge
Norfloxacin
SJS Mefenamic acid 37 5 0 discharge
Ketotifen
SIS Allopurinol 61 - 1 Treat as OPD case
SIS Amoxycillin 26 6 0 discharge
SJS/TEN overlap Ibuprofen 16 6 0 discharge
SJS/TEN overlap Cotrimoxazole 50 9 2 discharge
SJS/TEN overlap ~ Ampicillin/ sulbactam 35 11 1 discharge
SJS/TEN overlap Allopurinol 57 5 2 discharge
TEN Indomethacin 50 25 2 discharge
Phenazopyridine
TEN Cloxacillin 28 11 1 discharge
Ibuprofen
Piroxicam
TEN Piperacillin/ tazobactam 57 60 4 death
TEN Cephalexin 9 12 1 discharge
TEN Amoxyecillin 59 27 3 discharge

A A 2 . . =
nqu@ﬂwmwuuwm major drug eruption YUA

epidermal necrolytic syndrome WuN ﬂEjJJEJTIJf]%’Jug

v VAo ya A a d’l ~ °
ENUJuﬂiqwmnﬂmnﬂwumuﬂumanmmau 10 518

(50%) Taeinna1neT cotrimoxazole MU 2 578
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amoxycillin 91U 2 319 1AL ceftriaxone nevirapine
cloxacillin  ampicillin/sulbactam  cephalexin  LIQg
Y

piperacillin/tazobactam 8819a¢ 1 518 UDNIINU 89

1 1 % A ] ] =2 s
o nquenaamsoneun hilvaAesoss (NSAIDs)
BINUFN LAz o1 allopurinol Lﬁﬂﬁuepidermal necrolytic
syndrome $1WAUIIAY Ao 2 10 (10%) nudihe
$wau 4 510 (20%) higwnsosgyldahuiesiale
eann ldsuenvaneyiandeug i fasn s
1ag 6

lunsel 6 uaaInBadeaveiuuiensiia

Vv
Epidermal necrolytic syndrome ﬂl@ﬂé}ﬂjﬂﬁﬂﬁuﬂ 20
510 WUAUSUA Steven-johnson syndrome (SJS) 911U
11 978 Steven-johnson syndrome overlap toxic
epidermal necrolysis (SJS overlap TEN) U 4 518
uag Toxic epidermal necrolysis (TEN) PUIU 5 570
A a a A 9
welsziiuanuguussvesmsinaiu Tagldazuun
SCORTENWUI1  AZUUUSCORTEN  UDNIINIL
Fuiusiusasimsmeonds Faanuduiussu
Y 9 o 9

szgznmueu lsanenavesdilionts  Awoyalu
maeegwiun fihedll SCORTEN 34 uazs i
sEeLMUOU 13INIVIA 27, 60 LAY 47 TU MUTIAL

o dydﬂll A Aa o Y
Tuswnuiiligihe 1 s1ededianalden piperacillin
/tazobactam
a d
050

< E) 91 91

nnmstiudeyadiouenuazdileluves
Tsanennasssuenaas nuauuienlugaun 1
AU 2552 — 31 G9KIAN 2554 5aUT2ea1 2 U

Y

agUnamsdnuldaail

v v J ) a A

Toyan sz HINIMANT WU TIWIUMITIAANY

uien LinanaeaiusEHNaNA AL INATY

(OATNENUNANAIADINAWIY =  1.07:1)  LAUN
= A 9 ' a
msanewuHuio TumeneunnIunarge’ ¥
pIgNUIINAiga Ao 41-50 1, 0-10 T waz 51-60 3 4

9 ' v o ' o A Y
galiwuanuduiusszriiladendneinuyieny
A a A 9 Il J Y] ' o 1A
mnaruudones  o1mdluldaningsergaanail
Toma'ldsveniesnu Isaunnigergoun  uaz
VA Yy Aa 2 " a &
wuNHuLienavudu e luTsaweuia iu
dagudihelusedireuenmiiy 1.9 do 1 uagwy
dgrhaesuau 35 510 (14.9%) Hiszianunienlueda
9 :: = o @ Y FYR A
AINU arsinnuIzlasTans o lugilend
wa a d‘ 9 1 n’l IR=FA
Usgiamanaiuuionnen venant wunigihe
39 519 (16.5%) liawnsoszysiaciulld maz
Yo Y] 1Y) A & A Yy o Aaaa
lasuemSondunaeyila gso1vnerdesniulgnse
sTHINLAaTFIA"
) = g ' ' Ao qya A v
YoyanmsAneIinyd ngueNi IniAakuLi
v o =& A an a '
VINOUAUHTS Ao o §Fruz Taaianinngu
cephalosporin  L1Q1% penicillinumﬁq’ﬂ Glm&g]}’mﬂfcjll
quinolones 148¢ clindamycin (FUIRGINUMIANEIADY
Y ' '
winil” usenlungupenicillin ATMsuReRNNga Ao
piperacillin/tazobactam Fuiannmsiiuud Tums 19
siiatiiteSnnsAade T Tssnennam Ny a9
1 T A A 1 I
Lmncv'l1aﬂ1n%’ayaﬂauwﬁ1umwua1 #amoxicillin 11ueN
[ ' ' v '
Tunqupenicillin MAaRUURoIINTga” wanvINil 1ile
wWSeuReusumsanenlugied) w.e.2547 — 2551 veeH-
Y Huang et al” uag Sangasapasviliya et al”> wunil
Y a A 9 aq J [} d?
v TaumsteruuiennelFugngulminniu
13U Enﬂf,j:ll carbapenem vancomycin 0% colistimethate
sodium
' Ao q¥Ua A & o o A '
nguennh liAakuniududuaes Ao nquon

fUMISALEIUH5e NSAIDs Tasnu &1 ibuprofen (11
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AUNANINAYA 50983017081 diclofenac ttaze Tungu
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ifluaurgueiuyiia angioedema ldios Famsdnn
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higa iesnnlulsaiwenasssumansengu  non
cyclo-oxigenase 2 selective NSAIDs Faldsumsdane
3J1ﬂﬂ’j1ﬂ€]:ll cyclo-oxygenase 2 selective NSAIDs ﬂij:llm
H o0 qya A I v W A ' v o '
anmnarunnduduauau o NANEINUFN WUN
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871 phenytoin Lﬂuﬁilﬁ@;UﬂUWQﬂ 1HP991InEN phenytoin
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Lﬂu&mniltherapeutic range ﬂauﬁfj’mmmmzmum
¢ Y q9a e . Y15
‘ua'lmn nnsg zc&;uﬂlmﬂsq hypersensitivity reactlonshlﬂ
A ' A A 9 VA 9 A
LUBUUNATUTUAUDINULINGT  WUAIIRULUWNITNND
oA A A A A A
UDYNGA AD WUFUA maculopapular 303031 AD WU
Y¥UA urticaria 112 epidermal necrolytic syndrome
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o _ 9y { Sldyd Y 2 o =2
Ay doyanlan Hanuadieadanulumsdng
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al ﬁWU’hﬂ’cji\IEﬂﬁﬁﬂﬁ}Lﬁﬂﬁu epidermal necrolytic

syndrome 11nfiga Ao nguetudn  Tasmwize
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sazilogtiulennusnesia

a

Tsawenunasssumans
il TdAen1Fedraunsnarosem et Temad
A11892 1801 phenytoin anag
matszifiugasmsmevesnguiilediiu
epidermal necrolytic syndrome Tael¥ SCORTEN" 1u

9
MIAAIHNUN

~

ﬂmuuSCORTENﬁqm
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Drug Patch Testing

Rattiya Techakajornkeart MD,

Waranya Boonchai MD.

ABSTRACT:

TECHAKAJORNKEART R, BOONCHAI W. DRUG PATCH TESTING. THAI J DERMATOL 2014; 30:
127-135.

DEPARTMENT OF DERMATOLOGY, FACULTY OF MEDICINE SIRIRAJ HOSPITAL, MAHIDOL
UNIVERSITY, BANGKOK, THAILAND.

Drug patch test (DPT) is a type of patch test which is used to diagnose drug hypersensitivity reaction caused by
type IV, delayed type hypersensitivity. This test is considerably useful and safer than oral challenge test, which is a gold
standard. However, there are many factors influencing the sensitivity of DPT such as drug formulation, vehicle,
concentration, and type of drugs. This article reviews how to perform and interpret DPT in patients with drug
hypersensitivity.

Key word : patch test, drug allergy

UNAAEID:
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127-135.
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AaReiuuioniifanU§isennsufiuud 4 (ype IV, delayed type hypersensitivity) o 19 iAouth
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i umaiumanun i ¥énms Semanadey soznmimngay aasaruilieiitnadomatmadey
wazmsuilawa DPT

'
°o_ o A

Mdngy : Auuie, minageunuulla, msnageuHuLe




128 Techakajornkeart R et al

Thai J Dermatol, April-June 2014

@ ] o
1M 3ou luielszaannnms e (adverse drug

a o

. = 3 d‘dd’ 9 =
reactions) JJ‘VN1.]’5315]1/]1/]1!NuW’JWuQi’JlIﬂ’JE]Lm%hlllll

A

AufTaatemsluszudug  mauforwiiaid
ﬁuﬁmﬁaﬁ'mﬁ’m (cutaneous adverse drug reaction,
cADR) funmziiny1&vesiiqa atidmsaitszum
Sovaz 1-3vesfiheria ) Auudendvawriia 1
%ﬁﬂﬁmmiquuﬂ (severe cutaneous adverse drug
reactions, SCARs) vlﬁ}!.!ﬂ' acute  generalized
exanthematous pustulosis (AGEP), drug reaction with
eosinophilia and systemic symptoms (DRESS) (g
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SJS/TEN; Stevens—Johnson syndrome/toxic epidermal necrolysis
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Development of lentigines and melanocytic
nevi within segmental nevus depigmentosus:

A case report.

Phetcharat Nitisarat MD,

Chakkrapong Chunhasewee MD.

ABSTRACT:

NITISARAT P, CHUNHASEWEE C. DEVELOPMENT OF LENTIGINES AND MELANOCYTIC
NEVI WITHIN SEGMENTAL NEVUS DEPIGMENTOSUS. THAI J DERMATOL 2014; 30: 136-140.
INSTITUTE OF DERMATOLOGY-MINISTRY OF PUBLIC HEALTH, BANGKOK, THAILAND.

Nevus depigmentosus (ND) is an uncommon congenital nonprogressive, hypopigmented macule or patch that
remains stable in size and distribution throughout life, resulted from a defect of melanosomes transfer from melanocytes
to keratinocytes. Multiple lentigines or pigmented nevi occurring within nevus depigmentosus are considered a rare
phenomenon. Somatic revertant mosaicism may be the plausible explanation. We report a 12-year-old girl who presented
with a hypopigmented patch on the right neck and shoulder since birth. There has been a progressively increasing in
number of macules and patches that varied from light to dark brown within the area of leukoderma for six years.
Histopathology from a dark brown spot showed elongated rete ridges with slightly enlarged nevus cells and mild lamellar
fibrosis, which were consistent with dysplastic nevus.

Key word: Nevus depigmentosus, lentigines, melanocytic nevi
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Case report

A 12-year-old Thai girl, otherwise healthy,
presented with asymptomatic multiple light and dark
brown macules and patches within a hypopigmented
patch on the right neck extending to right shoulder for 6
years. The parents noted the hypopigmented lesion has
been present since birth, gradually enlarged and
remained stable by the age of 3.By the age of 6,
multiple light brown macules and patches and two dark
brown spots were noted within the leukoderma area
with gradually increased in number. None of the brown
macules lightened or darkened in response to sun
exposure. Palm, soles, eyes and mucous membrane
were spared. Psychomotor and musculoskeletal
developments were normal. No family history of similar
cutaneous findings or melanoma.

Physical examination revealed a well defined,

serrated and irregularly bordered, hypopigmented patch,

measuring 16 x13 cm in size on the right neck and
shoulder. Within the area of segmental leukoderma,
several hyperpigmented macules that varied from light
brown to dark brown measuring 1-5 mm in diameter
and a light brown patch measuring 7x4 cm in size, with
irregular border for most of the lesions were noted
(Figure 1). They were not perifollicular. Under Wood’s
lamp examination, area of leukoderma revealed an off-
white accentuation. No evidence of limb asymmetry,
musculoskeletal or neurological abnormalities were
detected.

Histological examination of a dark brown macule
biopsied from the right shoulder showed elongated rete
ridges with slightly enlarged nevus cells and mild
lamellar fibrosis, which were consistent with dysplastic

nevus (Figure 2).
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Discussion

Nevus depigmentosus (ND) is an uncommon
congenital nonfamilial cutaneous hypomelanosis, first
reported by Lesser in 18841, which characterized by a
nonprogressive hypopigmented macule or patch with
circumscribed irregular and serrated border. The lesion

remains stable both in size and distribution throughout

Figure 1 Several light and dark brown macules and life. Localized, segmental or systematized pattern can

patcheson a serrated leukoderma background on the be observed. ND occurs sporadically with no known

patterns of inheritance or familial tendencyz. The

right neck and shoulder.

pathogenesis of ND remains uncertain. The defect of
melanosome  transfer  from  melanocytes  to
keratinocytesl’2 and degeneration of melanosomes in
keratinocytes may explain the pathogenesiss.

The clinical diagnosis based on Coupe’scriteria4
proposed in 1976 includes (1) leukoderma is present at
birth or early in life; (2) leukoderma remains stable
throughout life; (3) no change in texture or sensation in
the lesions; and (4) no hyperpigmented border around
the affected area. Under Wood’s lamp examination, the
lesion shows an off-white accentuation. In contrast with
ND, chalky-white accentuation is observed in
Vitiligol’3.Histological finding on lesional skin shows a
marked reduction in the density of the melanosomes,
but  variable results in the number of
melanocytes3.PUVA, excimer laser, and surgical

grafting methods have been tried to repigment the

lesions of ND. Repigmentation with blister roof grafting

£

Figure 2 Dysplastic nevus (A: H&E10X, B: H&E20X) and cultured epidermal grafting has also been reported.
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Recently, there have been eight reported cases of
multiple lentigines within ND’and three cases with
melanocytic nevi within ND*’. Therefore, we presented
a case of both lentigines and melanocytic nevi within
segmental ND. This is a rare phenomenon. Bolognia et
al.” considered to be the reversion of a mutation in one
of the genes involved in pigmentation. Somatic
revertant mosaicism has recently explained the
phenomenon of congenital reticular ichthyosiform
erythroderma, which is the coexistence of cells carrying
inherited genetic mutations with cells that have
undergone spontaneous changes that correct the mutant
phenotypeg’lo. Inactive cells may become functional to
produce hypomelanotic contraction, which presents as a
form of “repigmentation”é’g. Bardazzi et al.“suggested
that the melanocytes in ND can move from a
functionally defective stage to an active stage that
overproduces melanin granules in the lentigines after
repeated exposure to ultraviolet B phototherapy.
Therefore, functionally defective melanocytes can
differentiate into melanocytic nevus cells in the ND.
Hyperpigmented spot has also been observed within the
hypopigmented patches of piebaldism which probably
induced by sunlight, as a result of accelerated melanin
production of the melanocytes that had been inactive .

Melanin serves as a photoprotection against UV
radiation. The development of dysplastic nevus within
the hypopigmented lesion in this patient may be caused
by DNA damage from the functional alteration of

melanocytesé. The prevalence of atypical nevus in the

general population ranging from 2% to 8% in different
studies, but with a history of melanoma the frequency
of dysplastic nevi is higher, ranging from 34% to 59%".
Only about 20% to 30% of melanomas arise in a pre-
existing nevus and atypical melanocytic nevi.

In conclusion, we present a case of both multiple
lentigines and melanocytic nevi within segmental nevus
depigmentosus in a Thai patient. The dysplastic nevus
was developed within the lesion of ND, therefore every
3-12 month follow up is recommended in this
patientB’M. Any increasing in number or clinical atypia
of nevi should seek for attention. Excision is
recommended for lesion that is worrisome for
melanoma. Avoidance of sun exposure is also
encouraged as a preventive measure for developing
pigmented nevi.
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Trichothiodystrophy with gonadal
hypoplasia and delayed development:

A case report
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ABSTRACT:

TANGTRAKUL A, AUNHACHOKE K. TRICHOTHIODYSTROPHY WITH GONADAL HYPOPLASIA
AND DELAYED DEVELOPMENT: A CASE REPORT. THAI J DERMATOL 2014; 30: 141-145.
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Trichothiodystrophy (TTD) encompasses the group of autosomal recessive disorders characterized by sulfur-
deficient brittle hair and other neuroectodermal disorders which are highly variable in expression and severity. The
hallmark of hair finding is alternating light and dark bands (tiger tail hair) under polarizing microscopy. We report a case
of a 5-year-old Thai boy with TTD. He presented with short, brittle and coarse scalp hair since birth. The physical

examination revealed micropenis and global delayed development.
Key words: Delayed development, gonadal hypoplasia, sulfur-deficient brittle hair, tiger-tail hair,

trichothiodystrophy
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Introduction

Trichothiodystrophy (TTD) is a heterogeneous
group of autosomal recessive disorders with highly
variable in expression, severity and phenotypes that
range from isolated hair defect, severe neuroectodermal
disorder to xeroderma Ipigmentosum (XP)-like
change.l’2 The hallmark of hair finding is alternating
light and dark bands (tiger tail hair) under polarizing
microscopy. The majority of patients have XPD gene
mutations and a few have mutations in XPB or TTDNI.
These genes play roles in nucleotide-excision repair
(NER) and transcription.l’2 In contrast to XP, TTD
patients with these mutations have not been reported to
have increased risk of skin cancers."”
Case report

A 5-year-old boy presented with short, brittle and

coarse scalp hair since he was born. His hair had grown

to be only a short length and then fell off (Figure 1 a-b).
The hair shedding was increased after the episodes of
upper respiratory tract infection. His mother denied
history of hair pulling or any other skin lesion. The
physical examination revealed diffusely sparse and
short scalp hair, varied in length up to 2 centimeters
with positive hair pull test. Other systems were normal.
The polarizing microscopy of the hair demonstrated
alternating light and dark bands (Figure 2). Scalp biopsy
showed presence of hair follicles with sparse
lymphocytic infiltration. In addition, he had global
delayed development and small penis which were in an
investigation process. Although the hair amino acid
analysis was not performed, the polarizing microscopic
finding of hair and neuroectodermal abnormalities in
this patient were consistent with the diagnosis of TTD.

His hair problem was treated with topical 3% minoxidil
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solution and family counseling. He had longer hair shaft

but his mother observed increased hair shedding

following the episodes of any illness.

Figure 2 Polarizing microscopy showed of alternating

light and dark band (tiger tail hair)

Discussion

TTD, a classic differential diagnosis of congenital
alopecia, is characterized by dry, coarse and sparse hair
which tends to break after minor trauma. Intermittent
hair loss is also observed during infection.”* Hair
abnormalities are found in all reported TTD cases.
17 Nearly all have hair shaft defects and tiger-tail banding
%M%ﬁh S on polarizing microscopy which was found in 73% of
(b) patients.“’5 Other hair findings are sparse hair (48%) and
alopecia (39%).4 The most common cutaneous finding
was ichthyosis (65%) and nearly half of these patients
had collodion membrane at birth. The second most
frequent finding reported was photosensitivity (50%),

mostly found in case of XPD gene mutation.” Other skin

findings include dry skin (21%), eczema (8%) and

e )
Figure 1 (a) and (b) Clinical presentation with freckles (7%).

diffusely short, brittle and coarse scalp hair of the

patient



144 Tangtrakul A et al Thai J Dermatol, April-June 2014

Tuwan 4 &



Vol.30 No.2

Tangtrakul A et al

145

Clinical spectrum of associated signs and symptoms
in TTD is extensive. Besides those mentioned above,
nervous system, ocular system, cardiopulmonary
system, hematologic system, musculoskeletal system,
genitourinary system, and hypogonadism have also
been described.”

The diagnosis of TTD includes evaluation of hair
features especially under polarizing microscopy that
shows striking alternating bright and dark bands along
entire hair shaft referred to as “tiger tail bands” which is
highly characteristic.””  In addition, trichoschisis,
trichorrhexis nodosa-like fracture and ribboning can
also be found.** Confirmation of the diagnosis by amino
acids analysis of hair shaft shows low cysteine and low
sulfur content.”” The mechanism by which the low hair
sulfur content causes hair abnormalities is unclear. A
prior study from 15 TTD patients revealed the increased
hair sulfur content and the decreasing frequency of hair
defects detected.’

Our patient presented with diffusely sparse hair and
failure to attain normal hair growth since birth. His hair

shaft showed tiger-tail banding pattern on polarizing

microscopy which is the characteristic feature of
trichothiodystrophy. In addition, he also has micropenis.
There are few reports of urologic malformation and
gonadal dysfunction in TTD.”” This may be explained
by a defect in neuroectoderm similar to the report of
TTD associated with photosensitivity, gonadal failure
and striking osteosclerosis.”
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Reed’s syndrome: A case report and

literature review
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ABSTRACT:

AMORNPINYO W, LEEYAPHAN C, BOONCHAI W. REED’S SYNDROME: A CASE REPORT AND
LITERATURE REVIEW. THAI J DERMATOL 2014; 30: 146-151.
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Cutaneous leiomyomas are benign smooth muscle tumors arising from the arrector pili muscle. Uncommonly,
they were found coexistence together with uterine fibroids named multiple cutaneous and uterine leiomyomatosis, also
known as Reed’s syndrome. A small proportion of patients will increase prevalence of renal cell carcinomas a result of the
fumarate hydratase genetic defect. Affected women, whose develop uterine leiomyomatosis which are larger, more
numerous and earlier onset than those in general populations, maybe predisposed to developing renal cell carcinoma. This
report demonstrated a case of Reed’s syndrome in 36-year-old Thai female who presented with multiple cutaneous
leiomyomas, early onset uterine leiomyomatosis and renal cysts.

Key words: Cutaneous leiomyoma, Piloleiomyoma, Reed’s syndrome, Uterine fibroid
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Introduction

Reed’s syndrome is an uncommon disease
characterized by cutaneous and uterine leiomyomas,
establishing an autosomal dominant pattern of
inheritance and increase risk of renal cell carcinoma.
The diagnosis is based on the morphology of skin
lesions with histopathology and immunohistochemical
study confirmed.' This report demonstrated a case of
Reed’s syndrome with typical skin lesions, early onset
of uterine leiomyomatosis and renal cysts in a young
woman.
Case report

A 36-year-old Thai female was presented at
dermatologic clinic, Siriraj Hospital with a presenting
symptom of multiple, asymptomatic, skin-colored, soft

papules located on her left shoulder. Over the past 3

years, the lesions were gradually increased in size and
number. The lesions are occasional pain after exposure
to pressure and cold. Her past medical history showed
uterine leiomyomas that caused pelvic pain. Likewise
hysterectomy was performed since 4 years ago. No
family history of similar skin lesions and uterine
conditions were found.

Physical examination revealed bilateral symmetrical
monomorphic brownish papules on both forearms. They
were 1 to 2 mm in diameter and distributed on flexural
more than extensor surface.

The histopathologic findings of the papule
demonstrated well circumscribed, non-encapsulated
tumor in the dermis. It was composed of interlacing

bundle of smooth muscle cells. The cells were
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characterized by elongated, cigar-shaped with blunt-
ended nuclei and abundant eosinophilic cytoplasm.
Discussion

Cutaneous leiomyomas are benign smooth muscle
tumors classified into 3 categories according to
locations where smooth muscle occur; piloleiomyomas
from arrector pili muscles, angioleiomyomas from
vascular smooth muscle and genital leiomyomas from
dartos muscle of the genitalia. Piloleiomyomas is the
most common type of cutaneous leiomyomas. The
lesions typically present in male, predominance ratio of
2:1, through the age of 20’s and 40’s.'

Clinically, leiomyomas appears as firm skin-colored
or pink-brown papules or nodules up to 2 cm in diameter
with variably distributed as grouped, linear, segmental,
and dermatomal pattern. The lesions may be
asymptomatic or painful when affected by pressure,
stress or cold. The pathogenesis of the pain remains
undetermined, anyway it was assumed to be related to
local stimulation of peripheral cutaneous nerves or
contraction of local smooth muscles. The trunk and upper
limbs are the most common site of involvement.”

It was found on histopathology that smooth muscle
fiber bundle composed of eosinophilic cytoplasm with
elongated blunt-ended nuclei with little or no waviness
are interspersed with collagen within the dermis.
Immunohistochemical study disclosure the presence of
smooth muscle differentiation marker, such as desmin

.1
and actin.

Initially, Reed et al defined Reed’s syndrome, in
1973, which was an autosomal dominant condition
composed of multiple cutaneous and uterine
leiomyomas.3 A mutation in gene located on
chromosome 1g42.3-43, encoding fumarate hydratase
(FH), has been described and reported to have an
association with type II papillary renal carcinomas and
renal collecting duct cancers about 20-25%."°

Uterine leiomyoma was benign smooth muscle tumor
of uterus which showed no different clinical presentation
as occurred in sporadic cases and Reed’s syndrome,
which was hereditary leiomyomatosis. Many uterine
leiomyomas and larger size of those were observed in
hereditary leiomyomatosis. 30’s aged was period of
diagnostic of hereditary leiomyomatosis and was
approximately 10 years in prior of diagnostic in sporadic
cases. Affected women, whose develop uterine
leiomyomatosis which are larger, more numerous and
earlier onset than those in general populations, maybe
predisposed to developing renal cell carcinoma.’ RCC in
HLRCC occurred about 10-16%. The mean age of
diagnostic time of renal cell carcinoma in HLRCC is
approximately 44 years. The earliest time of patient
whose diagnosed renal cell carcinoma is 11 years old.”
The NIH recommends screening for occult renal
malignancy in all patients whose present with
leiomyomatosis. Genetic analysis of the FH gene should
be performed in all cases suspected hereditary
leiomyomatosis and renal cell cancer (HLRCC). The

recommendations for all HLRCC patients, FH
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heterozygotes and at-risk family members are minimum
annually checkup by full skin examination, gynecologic
assessment, evaluating sign and symptoms of renal
cancer such as hematuria, flank pain, palpable abdominal
mass. Because of the aggressive nature of HLRCC-
associated renal cancers, the yearly abdominal CT or
MRI are considered starting from the age of 18 for all
HLRCC patients and everyone with familial history of
HLRCC-associated RCC. Total nephrectomy should be
strongly considered as if detectable renal mass. Genetic
counseling is important for other family members about
planning early pregnancy to avoid infertility conditions

. . .8
from uterine leiomyomatosis.

Figure 1 Multiple, skin-colored, soft papules on the left
shoulder. Of note, these lesions were occasional painful

to cold and pressure.

This presented patient presented with multiple,
asymptomatic cutaneous leiomyomas on her left
shoulder and history of early onset uterine leiomyomas
supporting diagnosis of Reed’s syndrome. Further
investigations were performed for screening renal cell

carcinoma. The ultrasonography disclosured renal cysts

and urine examination were normal. The test for
fumarate hydratase gene was not performed in this

patient.

Figure 2A and 2B Microscopic features. A) Scanning
magnification revealing well circumscribed, non-
encapsulated tumor in the dermis. B) Higher
magnification demonstrating interlacing bundle of
smooth muscle cells. The cells were characterized by
elongated, cigar-shaped with blunt-ended nuclei and

abundant eosinophilic cytoplasm.

The treatment of cutaneous leiomyomas is only for
improvement of cosmetic and pain relief. Excision is
standard of choice for solitary tumor in contract with

high recurrent rate. Multiple extensive lesions can use
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such modalities as electrocoagulation, cryotherapy, and
CO, laser ablation.”” Medications which block smooth
muscle contraction, such as nitroglycerine, nifedipine,
phenoxybenzamine, and doxazosin, and medications that
target the activity of nerve, such as gabapentin, topical
analgesic, botulinum toxin type A injection, can be used
to treat symptomatic leiomyomas.l’ ' For the treatment
of this case, because of no intensive pain from the lesions
and no cosmetic concern, no any treatment was needed
for this patient. She was advised to have regular checkup
on renal cysts which had been postulated to represent
premalignant lesion of renal cell carcinoma.
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